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Abstract 

Open and user-centred innovation has now proved its potential benefits and leveraging 

users as a source of innovation has already generated a significant cultural shift. If this 

was the case of corporate realities, the empowerment of users in research could 

potentially create an even greater transformation in the scientific world. Today, many 

sciences are endorsing an open approach and changing the modus operandi of doing 

research. However, healthcare emerges as one the scientific fields that could best exploit 

user involvement to speed up the production of scientific knowledge, support policy-

makers in regulatory processes and find solutions to unmet needs that relate to vitalities 

of life: wellness, disease, and death.  

At the European level, a widespread willingness to establish user involvement as a good 

practice in health research is slowly emerging. Though, the phenomenon is still isolated 

and fragmented as different countries rely on different health and governance systems 

which may affect the relevance attributed to such involvement and thus, the likelihood of 

supporting advancements in this direction. Moreover, no extensive guidance on who, how 

and when to involve and how to measure its implications can be found. Thus, 

discouragement to endorse this novel approach prevail yet.  

A map that captures user involvement initiatives across Europe, incorporating best 

practices into an integrated framework and analyzing their impacts on research, is, 

therefore, developed. Through a case-study strategy, the phenomenon is empirically 

investigated within its real-life context and using multiple sources of evidence to 

understand how it is changing health research.  

The study reveals that asymmetries exist in the ways users interact with and access 

health science as broader social consensus and widely-accepted guidelines and 

evaluation measures are missing so far. Still, the overall picture that unfolds from this 

qualitative study seems promising when considering the phenomenon unearthed 

potential to overcoming cultural barriers and transform the way of doing health research. 
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1. Introduction  

Over the past few years, the user involvement movement has represented a 

collective drive away from a traditional model of doing science.  Today, the culture 

of science is shifting and moving towards more open approaches and new ways of 

performing and organizing scientific research. This phenomenon is requiring to 

rethink to the traditional modes of producing research that have privileged the 

scientific knowledge and expertise of the researcher, and take seriously the 

reported outcomes of users that directly benefit from it. It is bringing a change in 

how users are perceived in the research process. Indeed, “users”, a broad category 

of people or organizations, have been defined as those directly benefitting from the 

results of research and thus, with the right to be involved into decision making 

contexts and activities. User involvement is referred as the active relationship 

between users and researchers and entails helping scientists along the entire 

scientific research process: from the early stages of generating research questions, 

to the development of research proposals, the design of research studies and the 

final translation of scientific knowledge into innovation (Boote, Telford, and 

Cooper 2002). Moreover, if leveraging users as a source of innovation in corporate 

realities generated a significant culture shift (Von Hippel 2005), the engagement of 

users in research potentially involves an even greater one.  

In healthcare, this trend is evidenced by people that are more connected in more 

places than ever and are becoming more active participants in their own health. 

Furthermore, healthcare providers are looking for deeper clinical insights and 

information to make better decisions and improve patients’ experience. These 

result in a global proliferation of self-management programs, expert-patient 

shared decision-making initiatives and participatory action research that influence 

the entire research process, from the inception to publication, as well as the way 
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this process is organized. Every day, a larger number of users go the extra mile to 

help make research happen, to improve the quality of research, how it is designed, 

conducted and delivered. User involvement is today, a dominant discourse in 

healthcare research settings as it has the potential to accelerate and enable the 

production of new scientific knowledge, help policy-makers monitor regulatory 

implementation, increase users awareness about science and health, and their 

ownership of policy-making decisions. (NIHR 2015) 

1.1. Problem Statement 

“All stakeholders including civil society are responsive to each other and take 

shared responsibility for the processes and outcomes of research and 

innovation. This means working together in: science education; the definition of 

research agendas; the conduct of research; the access to research results; and 

the application of new knowledge in society.”  

(European Commission 2014) 

The openness evolution blurs the frontiers between science and the users who 

have a stake in the research process, leading to an almost inevitable interest in 

collaborative research or partnerships in research. This phenomenon, indeed, 

points out that first, diversity in research and innovation is essential for improving 

scientific quality and creativity and second, continuous involvement of all relevant 

stakeholders is vital for desirable, sustainable and acceptable innovation. (Boaz, 

Hanney, Jones, and Soper 2015) Hence, innovation goes far beyond 

groundbreaking discoveries and embraces openness, inclusivity, and co-

production of knowledge. Inclusivity and involvement in research are defined as 

the means to improve the ability and willingness of various groups of stakeholders 

to use research. They, therefore, are intended to enhance the effectiveness of 



6 
 

research, in terms of the development of research networks and initiatives that 

ensure user engagement in all activities that research encompasses. (NIHR 2015) 

Today, active stakeholder involvement is becoming widely accepted at the 

European level and considered critical to improve the quality and impact of 

research. It is gaining such relevance that one of the priorities of the European 

Commission, and many of its projects such as Horizon 20201, is to foster openness 

and involvement in the research and innovation process.  Moreover, within the 

Europe 2020 strategy, another major concern among the societal challenges that 

they aim to solve is related to ensuring better health for all. The objective is to 

support the development of new, safer and more effective interventions and to 

accelerate the medicines development process, by creating resources open to the 

research community, and thus, generating new scientific insights. (European 

Commission 2018a) 

From these two trends, it appears that the phenomenon of user involvement in 

healthcare is driving a variety of initiatives around Europe, designed to re-shape 

the relations between scientific research, clinical studies, and the healthcare 

systems. In healthcare, broadening the involvement of relevant stakeholders is 

taking off with the aim to improve patients’ lives, drug development and to provide 

solutions that ensure to attain both clinical and patient desired outcomes. To serve 

patients in the best way possible a new approach is being developed to ensure that 

researchers, practitioners, and the public work together, sharing power and 

responsibility throughout the research lifecycle. Only through direct and 

constructive engagement with all users of health research, from patients to their 

families, carers, health providers, associations, etc., it is possible to deeply 

understand the medical conditions, needs, and priorities that research needs to 
                                                        
1 It is a research and innovation program in the European Union that reached almost €80 billion in 
funding. Its strategy also includes the creation of innovation-friendly environment that facilitates the 
process from ideas to products and services. (European Commission 2018c) 
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address. Hence, the health research is increasingly becoming a joint venture 

between health stakeholders that are being empowered, encouraged and 

supported, to work even closer together. (NIHR 2015) 

User involvement in healthcare is becoming a trending initiative, as a means to 

overcome some pains intrinsic to health research. First, there is very little and 

poor alignment between what the users of health research want and what is 

provided. The benefits deriving from their involvement in the decision-making 

process are not realized as users’ desires are not given enough recognition in drug 

development or treatment choices. Indeed, patients, their advocates, and 

communities are often forgotten by researchers of specific diseases so that there is 

a widespread failure by healthcare providers, expertise centers, and 

pharmaceutical companies to properly understand their needs and how the 

proposed solutions will impact their lives. (KPMG Global Healthcare 2014) 

Secondly, users have usually the role of participants and consultants, but only in 

few, sporadic cases, they are called co-producers in every stage of the research. For 

instance, in the case of rare diseases, this issue is punctuated by three main 

problems. The lack of coordinated resources for patient registries and clinical 

trials combined with the fact that funds are often scarce for research on conditions 

with a small population. The scarcity of existing literature and investigators 

working on the same disease.  The limited access to therapy, meaning that it is 

very difficult to get information between countries and that many patients do not 

have access to drugs that not only received market authorization but also already 

obtained industry special incentives and support. (Ferrer 2018) 

Despite the willingness to overcome these limitations through user involvement, 

as good practice to be introduced in health research, there is limited guidance on 

how to do it. Moreover, there is lack of evidence about how to measure user 

involvement in terms of successful outcomes. It is not clear if a positive association 
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exists between the collaboration of clinicians and healthcare organizations with 

patients and carers in research and the improvement of healthcare performance 

(Pollock et al. 2017). Altogether, these factors are impeding effective and 

meaningful user involvement, making it an isolated and fragmented phenomenon 

(Boutin and Dewulf 2017). As a result, there is a widespread need for high-quality 

material on who among the healthcare stakeholders are the users of the research 

and which mechanisms for their involvement are emerging as new methods to do 

research.  

To sum up, today, many initiatives to involve users in the research process have 

increasingly become a priority. However, no globally accepted principles that 

serve to determine and integrate good practices around user involvement can be 

found. Indeed, the role and the power that important stakeholders could play in 

transforming the health research cycle is not properly accounted. The 

identification of the stakeholders who can change the way the research is shaped, 

analyzed and disseminated is still a quite unexplored area. As a matter of fact, no 

extensive literature on user engagement can be found. In addition, lack of 

information on the impacts that these practices could have on the entire research 

life-cycle demonstrates that its value is still underestimated. From this follows that 

currently, user involvement is sporadic and unstructured with no clearly defined 

framework or agreed process.  

1.2. Research Question 

A clear and consistent understanding of what is needed, how and when for 

effective user involvement and what is most valuable for stakeholders is currently 

missing. The absence of an efficient framework for accessing information on what 

initiatives of user involvement are ongoing or planned and for identifying 
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challenges encountered and lessons learned leads us to the following research 

question: 

How is user involvement changing the scientific health research? 

In order to answer the research question as comprehensively as possible, we have 

decomposed it into two sub-questions. These will secure the golden thread 

throughout the project. 

I. Who are the users of scientific knowledge, how and when are they involved? 

II. Why has a widely-agreed evaluation system for measuring the impact of user 

involvement not been developed yet? 

With this structure, we aim at developing a framework to map existing initiatives 

of user involvement, which will serve as a basis for identifying gaps and synergized 

efforts that integrate the voice of the users across the healthcare research process.  

2. Methodology 

2.1. Qualitative Research 

The research question developed, will represent all facets of inquiry that we want 

to explore in this study. It serves to make some implicit sampling decisions and to 

make the initial theoretical assumptions even more explicit. Its development is 

concurrent with the creation of a conceptual framework. We start by writing a list 

of research topics, then look at it to find common themes, constructs, implicit or 

explicit relations and begin to map out the underlying framework joining these 

pieces. Simultaneously, we start to formulate ideas of research questions to define 

the focus of our data collection, to choose data-gathering means, such as 

interviews, questionnaires, and reports.  
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The conceptual framework is subject to changes, as the entire research design may 

be reviewed after each case analysis. It serves as a research map of the territory 

being investigated. As our knowledge of the terrain improves, the map becomes 

correspondingly more differentiated and integrated. Thus, we collect data, revise 

the framework, making it more precise, replacing empirical weak points with more 

meaningful ones and reconfiguring their relationships. As the study progresses, 

the conceptual framework works as our first analytical display: a representation of 

our main conceptual ideas and research question and how they interact and 

interplay with each other. (Miles, Huberman, and Saldaña 2014) 

In this process of “progressive illumination” (Saunders, Lewis and Thornhill 2012), 

a qualitative research is appropriate to cycle back and forth between the research 

question and the conceptual framework, the analysis and the data collection, the 

existing data and the strategies for collecting new data. Here, we justify the chosen 

method for our research paradigm by explaining the belief system that guides our 

investigation2. 

Research philosophy is the first aspect to be considered, and it distinguishes into 

two: ontology and epistemology. Ontology is concerned with the nature of reality. 

We adopt its subjectivist view, which sees social phenomena as created from the 

perceptions and consequent actions of social actors. This means that we, as 

researchers, explore the subjective meanings motivating the actions of social 

actors to be able to understand them. This, because, social actors, such as the users 

we plan to study in the context of health sciences, may place different 

interpretations on the situation in which they find themselves, and thus react 

differently. In line, the adequacy of specific knowledge in a field of study is 

regarded as epistemology. To achieve a better understanding of social dynamics 
                                                        
2  In this study we use the research onion model and we peel away each layer of the onion starting from 
research philosophy to approaches, strategies, choices, time horizons, techniques and procedures 
(Saunders, Lewis and Thornhill 2012). 
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and context, we embrace what is called the interpretivism philosophy of 

epistemology. This means that to interpret data, we will take into consideration 

the perspective of different social actors. Still, we remain external to the process of 

data collection, being independent of and neither affect nor are affected by the 

subject of the research. (Saunders, Lewis and Thornhill 2012) 

It is possible to attach to the different research philosophies diverse research 

approaches. Indeed, deduction and induction approaches are combined with 

mixed research philosophies within our study. Being the topic new and with little 

existing literature, it seems more appropriate to inductively generate data, 

analyzing and reflecting upon the theoretical themes the data are suggesting. This 

allows more flexibility to make changes of research emphasis as the research 

progresses. However, the topic studied lends itself to deduction as it requires to 

explain the causal relationships between variables. Hence, a mixed abductive 

approach is chosen. This means that an observable phenomenon is studied and 

examined and then supplemented with theories and models with a relevant 

explanatory efficacy towards the problem statement and the research question. 

This method allows data collection to be non-standardized so that questions and 

procedures may alter and emerge during the research process. (Saunders, Lewis 

and Thornhill 2012) 

When thinking about our research question, it is inevitable to think about the 

purpose of our research. We believe that our study has a dual purpose: descriptive 

and explanatory. It is descriptive as it aims at creating an accurate characterization 

of diverse types of users and different mechanisms to involve them in the scientific 

research process. However, it is also explanatory as the emphasis is on 

establishing the causal relationships between variables. It requires data collection 

and identification of sampling criteria to select and aggregate individual case 

studies that in conjunction with theories, will then form the basis for ongoing 
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testing and evaluation of the studied phenomenon. (Saunders, Lewis and Thornhill 

2012) 

The methodological link between our research philosophy and subsequent choice 

of methods to collect and analyze data is the research strategy. We apply the “case 

study” strategy as the most appropriate to answer our “how” question and for a 

research that involves an empirical investigation of a particular contemporary 

phenomenon within its real-life context using multiple sources of evidence. The 

case study adds two sources of evidence not usually included in the historian’s 

repertoire: direct observation of the events being studied and interviews of the 

people involved in the events. This strategy unique strength is its ability to deal 

with a full variety of evidence and different data collection techniques as 

interviews, observations and previous case studies. We define our strategy as a 

multiple-case, as it combines a small number of chosen cases to find whether there 

are patterns or inconsistencies among results that require to reframe our initial 

assumptions and choose another set of cases to test. We collect and analyze data 

simultaneously, developing codes as these emerge from the data in order to 

reorganize them into categories. Furthermore, we identify our research as cross-

sectional, the best time-horizon fitting with studies that aim to describe the 

incidence of a phenomenon or to explain how factors are related in different 

contexts. (Saunders, Lewis and Thornhill 2012) 

2.2. Data Collection and Analysis 

The thesis mainly bases the analysis and findings on a combination of primary and 

secondary data. Primary data are gathered through interviews. The nature of the 

interviews is consistent with the research question, the purpose of the study and 

the research strategy. Therefore, we choose semi-structured interviews as they are 

preferred in qualitative research and as part of a case study strategy. Moreover, 
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being an explanatory study, we use this interview format as it applies to both 

inductive and deductive approaches, and best serves our purpose of explaining if 

and why relationships between variables exist.  

To achieve high levels of interactivity and create a rich and spontaneous 

communication, we decide to run Skype interviews lasting 45–60 min. We conduct 

interviews with either patients and carers or experts as honorary senior clinicians, 

senior managers or general secretary of major European patient organizations. 

Below a list of our interviewees and their relative function within their 

organization: 

INTERVIEWEE TITLE 

Bedlington Nicola Secretary-General at European Patient Forum 

Bonnevie Lise Programme Manager at The Velux Foundations 

Courbier Sandra 
Senior Manager at Rare Barometers Survey 

Programme 

De Wit Martin EULAR Vice President & OMERACT Patient Expert 

Ferrer Elisa Patient Engagement Senior Manager at EURORDIS 

Harmston Rebecca 
Consultant for Patient Involvement in Research at 

NHS Programme Patient Voice Partner 

Kruger Paola EUPATI Patient Expert 

Lundmark Jensen 

Annemette 
Project Manager at ViBIS & Danske Patienter 

Price Amy Patient Editor at the British Medical Journal 

Rayner Oli Cystic Fibrosis Trust Ambassador 

Shah Kamini Head of Research Funding at Diabetes UK 
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Skrybant Magdalena 
Patient and Public Involvement Lead at CLAHRC West 

Midlands 

Vestergaard Andersen 

Lisbeth 
Research Consultant at Danish Heart Foundation 

Worth Allison 
Patient and Public Involvement Advisor at The 

University of Edinburgh 

Wildman Martin 
Honorary Senior Clinical Lecturer Health Services 

Research at University of Sheffield 

Figure 1. List of interviewees - Source: own creation 

We decide to proceed with a semi-standardized format (See Appendix 1 for 

Interview template): for the first section, we create a common set of high-level 

questions about the phenomenon and the interviewees’ experience with it. In the 

second part, instead, we ask for specific information to answer our research 

questions. Based on the interviewee's answers, we then proceed with customized 

questions, shaped on their personal experience. For instance, patients and carers 

are asked about what it means to be in their position, their own experiences of 

being involved in a research project and their perspective on the benefits of the 

phenomenon. The rest, on the contrary, are asked to explain the initiatives 

supported or funded by their organization/community and their vision regarding 

the impacts of such phenomenon on the health system or the research process. We 

carry out interviews throughout March 2018. With the interviewee’s permission, 

some interviews are recorded and transcribed into text, while for others we rely 

mainly on field notes that are then translated into expanded write-ups to be used 

to comment upon, code and analyze the main findings.  

In addition, we use secondary documentary data, such as white papers and 

published articles, relatively straightforward to find as they are likely to be held by 

our university library, open access journals, or other public archives. To help to 

triangulate findings, we also rely on the sources provided by our interviewees such 

as reports and unpublished articles.   
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2.2.1. Characteristics of the Sample 

Here, we illustrate the process we use to choose the cases to develop our 

conceptual framework and thus, demonstrate and explain the build-up of case 

insights into a model.  

Sampling involves decisions not only about the people to interview but also 

demands clear choices about which types of processes, times and participants to 

include. As qualitative researchers, we do not know the probability of choosing a 

case from the total population and do not make statistical inferences about the 

characteristics of the population. On the contrary, we use non-probability, 

purposive sampling, which means that we rely on our judgment to choose cases 

with sufficiently diverse characteristics to provide the maximum variation possible 

in data collection and to select the cases that can best provide an answer to our 

research questions. (Saunders, Lewis and Thornhill 2012) We identify, therefore, 

diverse sample selection criteria prior to choosing our sample so that it could be 

heterogeneous in the features of each case and still relevant in identifying patterns 

that need to be further investigated. In each case, we look for evidence of user 

involvement and any bearing with health and clinical research. Only after a first 

global screening, we notice that the phenomenon of user involvement has already 

gained a certain relevance in the US and Canada, not comparable to the emphasis 

that European countries are placing on it. Therefore, we decide to add a third 

criterion to enhance the likelihood of getting accurate and significant results: cases 

need to be Europe-based. Lastly, we define a fourth criterion which is the exclusion 

of user involvement initiatives funded or sponsored by pharmaceutical companies. 

The reasons for this exclusion will be further explained in the delimitation 

paragraph. 
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Following an iterative process, going back and forth between data collection and 

analysis, we gather in total fifty-eight cases, which then we narrow down to forty-

five (see Appendix 2 for List of forty-five collected cases). We search for cases in 

different rounds, taking into account the ability to find contact information of 

people who would be later invited to an interview session and the existence of a 

secondary source of data to rely on for our analysis. For each one, we contact the 

person of interest either via personal or research team email, or via their LinkedIn 

profile. We create a communication strategy of three rounds of engaging and 

personalized emails for each of our referee, and a backup plan to contact people 

via phone calls when possible. However, we receive a relatively low response rate 

as of the people contacted some did not answer at all, others showed interest at a 

glance with no follow up when scheduling an interview and others claimed to be 

not able or interested in helping us with our research. In the end, we manage to 

run fifteen interviews and build a final sample of thirty cases. Twenty-eight 

emerge from interviews, as in some cases our referee took part in different 

projects or manage diverse initiatives of user involvement under the same 

organization. Only two cases build mostly on secondary data as they are only cited 

as cases of interest by our interviewees.    

2.2.2. Coding Strategy 

The initial code requires continuous corrections as it is impossible for us to 

anticipate the direction in which our sampling will proceed. The sampling 

parameters are partially set by our conceptual framework and our research 

question:  

▪ Settings: area of interest in health sciences  

▪ Participants: type of users  

▪ Events: type of involvement  

▪ Processes: stage of involvement 
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Starting with a well-developed conceptualization means to focus on few settings, 

type of participants, event and processes. Through a constant comparative 

approach between different empirical indicators and the data collected, we 

identify underlying uniformities if any and then test and verify for patterns in all 

settings analyzed.  

We collect information in the form of handwritten/typed field notes, focusing on 

words as the basic form in which data originate. After reviewing the interviews 

raw notes, we start a coding cycle divided into two main phases. In the first cycle, 

initial coding is used to assign codes to data chunks applying two mixed and 

matched methods. For questions of who and when has been involved in the 

research process and in relation to measures of impact, a descriptive coding is 

used. Here, we assign labels to data in order to summarize the underlying theme of 

an answer either into a word or a short phrase. (Miles, Huberman and Saldaña 

2014) For instance, hereunder an exemplification of our process in descriptive 

coding:  

“I come to it from the position of being 

someone who was born with it. […] In 

rare diseases I think it is even more 

important than in other kind of 

diseases that people like me, […] get 

involved in research and in shaping 

services.”  

(Rayner 2018) 

* PATIENT 

 

For questions of how users were involved in research, a process coding is selected. 

This method entails assigning gerunds to connote conceptual actions, and it is 

often used to code ongoing interactions that aim at reaching a goal or handling a 
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problem (Miles, Huberman, and Saldaña 2014). Below an illustration of our 

approach: 

“I was involved from the start, and I 

organized a survey online, to ask two or 

three questions about it. And in nearly 

ten days we got around 500 responses” 

(Rayner 2018) 

* DESIGNING SURVEY  

Both these methods are essential groundwork for our second cycle coding which 

serves as a means to reorganize and analyze the data coded in the first cycle. 

Fitting categories one with another, we eventually develop a coherent synthesis of 

the data into a list of broader categories and concepts. Focused coding, therefore, 

enables to compare newly constructed codes and to assess comparability so that 

similarly coded data are clustered together and reviewed to create categories 

names (Saldaña 2009). Here below, an example of how data are patterned under 

new categories emerging from this second cycle:  

* LAYPEOPLE (PATIENTS, CARERS, ADVOCATES) 

At this point, these final codes (See Appendix 3 for First and second cycle coding 

scheme) can be used for visual display or basic narrative description. We apply 

both ways of analyzing data: a matrix display is used to present and organize in a 

visual format a vast array of cases, providing a concise delivery of what we analyze: 

who, how, when. A narrative description, on the contrary, is used to compose a 

section on impacts to identify and elaborate upon both fist cycle coding and field 

notes that can support the relevance of the phenomenon and its dependence on 

the other main coded categories. (Miles, Huberman, and Saldaña 2014) 
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2.2.3. Data Critique 

In order to assess the credibility of research findings, it is necessary to evaluate the 

extent to which they are reliable, valid and generalizable. In relation to qualitative 

research, data are defined reliable if consistent results emerge from different data 

collection techniques or analysis procedures. (Miles, Huberman, and Saldaña 2014) 

As such, we define our findings as consistent and reliable as data analysis is carried 

out from two different perspectives. We team code each interview in the first and 

second cycle and observe that in most of the cases the codes assigned to interviews 

transcript passages are similar or the same.   

Validity, instead, is concerned on whether the findings are really about what they 

appear to be and the extent to which we are able to gain access to 

participants’ knowledge and experience (Miles, Huberman, and Saldaña 2014). In 

our study, validity is ensured by the format of semi-structured qualitative 

interviews that allows questions to be clarified, to explore the meanings of 

responses and to discuss topics from a variety of angles. Furthermore, the 

interviews format facilitates more open and honest responses in particular when 

mentioning sensitive issues. Indeed, we run Skype interviews to ensure high levels 

of interactivity and a rich and spontaneous communication that could not be 

obtained with online questionnaires.   

Generalizability refers to the extent to which the findings of a research study apply 

to other settings. For qualitative studies, this depends on the nature of the sample 

on which it is based. (Miles, Huberman, and Saldaña 2014) Our sample includes 

heterogenous cases to represent the phenomenon in the European healthcare 

landscape best. On the one hand, the applicability of our findings to diverse 

settings may be limited and thus not replicable. From our interviewees’ personal 

or working experience emerges that there are some sensitive issues intrinsically 
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embedded in healthcare that may render user involvement in health sciences a 

phenomenon on its own. On the other hand, our framework is built in such a way 

that high-level categories are so broad that could be easily applied to other 

settings. 

2.3. Study Delimitations  

Our research focuses on user involvement in health sciences. The focus on 

healthcare arises from the assumption that different sciences may see diverse 

stakeholders involved in the research process through dissimilar mechanisms and 

in different stages. Hence, searching for cases with such a broad focus would be 

time-consuming in relation to the significance of the results that could be 

potentially obtained. The particular attention given to healthcare is a result of key 

trends that are currently seeing this field going through some major changes. The 

industry is positioning itself as one of the world’s fastest-growing, tech giants are 

heavily investing in it, and a new landscape of connected people is expecting care 

to be continuous, personalized, mobile and digital and to become more active 

participants in their health3. As a result, we start to question ourselves on whether 

all these trends are likely to affect only tech and digital innovation or also the 

likelihood of people taking responsibility and ownership of major changes in the 

healthcare research process.  

Once we set the focus on health sciences, we delimit our research to Europe-base 

cases. This decision emerges from the fact in the US and Canada, the phenomenon 

has been known and used as an established practice for the past 25 years (Dawn 

2016). Thus, initiatives from those countries might bias the results when 

                                                        
3 The culture in healthcare is transformed by digital technologies. In 2018, 65% of the population will 
use telehealth to interact with healthcare facilities. By 2020, it is expected that healthcare expenditure 
will increase by 4.2% per year. By 2022, innovation in biotechnology will drive the health system 
towards predictive, preventive, personalized and participatory medicine. (Deloitte Centre for Health 
Solutions 2017) 
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compared to the European landscape, where the phenomenon is still in its infancy. 

A further reason for this delimitation is a substantial cultural difference compared 

to Europe, which may also affect the propensity of involving laypeople in the 

decision-making process.  

Moreover, we draw up the boundaries of the research to non-industry-led 

initiatives. The underlying reason is that the corporate nature of realities, such as 

pharmaceutical companies, may affect the way of approaching healthcare 

challenges compared to patients, patient organizations and any other non-

commercially or financially incentivized entity. Many of these are not-for-profit 

organizations which rely on pharma companies to support user involvement 

initiatives. Therefore, we assume that an inappropriate influence of the industry 

might exist, which could compromise their independence in having a voice in the 

research process. The second reason for this delimitation is that the 

pharmaceutical industry has always interacted with patients, carers, and clinicians, 

in particular through clinical trials. Participation is nothing new as it has always 

been in the pharma’s DNA for their intrinsic purpose of conducting research for 

the development and commercialization of new drugs and treatments. 

2.4. Study Structure  

These two introductory chapters aimed at indicating the relevance of the 

phenomenon being investigated and formulating the main research question and 

two sub-questions, as the pillars of our analysis around which the entire thesis is 

structured. Until now we also introduced the research strategies and approaches 

and described the research scope and delimitation.  

The core of our thesis builds on the review of the current literature available about 

the topic being studied. Therefore, in the third chapter, we start by setting the 

scene with an overview of the open innovation phenomenon and its major 
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implications on the culture of science and thus, on user involvement in science. 

Once we set a common ground, we take a step back and look at the traditional 

research process to understand its long-established mechanisms and stages and 

whether these are undergoing substantial changes as a consequence of this 

paradigm shift. We deep down into the healthcare field and with the same 

approach we study the traditional methods of doing health research. Then, we 

observe the main changes brought by the involvement of new stakeholders into 

research communities and networks, the new mechanisms through which they are 

empowered and the new stages emerging from their active participation. 

Eventually, we look at the implications of this phenomenon and the measurement 

of impacts, if any, that are already in place.  

The fourth chapter is designated to our analysis which consists of four major 

sections. The first is intended to describe the formulation of our three-dimensional 

framework mainly based on the theory and the definition of the components of 

each criterion: WHO, HOW, WHEN. The second provides an exemplification of our 

approach with three relevant cases that touch upon different users, activities, and 

stages and thus give an overview of how we build a map of user involvement 

initiatives in health research at the European level. The third section shows how 

based on the findings from our thirty-case sample we redesign the initial 

framework into a matrix so that each criterion could best fit the emerged 

characteristics and each case could be allocated into a specific quadrant. The last 

point examined in our analysis are the impacts generated by this phenomenon. We 

investigate them in terms of theory-based measures of scientific literacy and 

scientific contribution and look for new measures of assessment.  

Then, the fifth chapter is reserved for the discussion of our main findings from the 

new framework representation and towards the answer of our two sub-questions. 



23 
 

The objective is therefore to build an argument about the three criteria 

characterizing the phenomenon and the lack of impact measures.   

The last two chapters, limitation and further research, and conclusion serve two 

major purposes. In the former, we explain the reason for each study delimitation 

and their detrimental implications for the reliability, validity, and generalizability 

of our study. From here, areas to be further investigated naturally follow. The 

latter serves to wrap up the significant learnings of each sub-question and 

converge them toward a final consideration on how user involvement is changing 

health research.  

3. Literature Review  

In this chapter, we establish a common understanding of how research and science 

are currently being conducting and what are the drivers of major changes. As such, 

we provide an introduction to open innovation and open science, explaining how 

openness is changing the traditional scientific culture and the research process. 

Given this broad overview, we present the perspectives on and the stages of the 

traditional research workflow, both in the scientific field and, specifically in the 

healthcare field. From here, interdependencies of current concepts are elucidated, 

and we narrow down the scope by describing the transition towards open 

approaches in healthcare. We focus on user involvement as an emerging pattern. 

Finally, we concentrate on how this is starting to change the research cycle, 

methods, and the related impacts.  

3.1. Open Innovation and Science 

For years a philosophy of self-reliance dominated research and development 

operations in a closed innovation model. Toward the end of the 20th century, 

though, a number of breakthroughs and the erosion of the old model let to the idea 
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of openness as a fundamental principle for a new innovation model. At its root, 

open innovation is based on the concept that organizations cannot innovate in 

isolation, but rather need to engage with different types of stakeholders to acquire 

ideas and resources from the external environment. This model challenges long-

held business models, and the role users have in the innovation process. 

(Chesbrough 2003) Users are no longer seen as the source of needs to be satisfied 

but become active participants in the identification, design, and production of 

novel solutions. A new user-centered innovation approach is emerging, meaning 

that innovation is being democratized and firms, individual users, and other 

stakeholders are increasingly able to innovate. (Von Hippel 2005) Nonetheless, as 

punctuated by the recent advances in science, this phenomenon crosses the 

corporate boundaries and permeate the scientific world with ideas and models of 

openness. 

3.1.1. Open Science  

“Open science is a systemic change in the modus operandi of doing research and 

organizing science.” 

(European Commission 2015) 

Open science is an emerging approach to scientific development which relies on 

collaboration and information distribution through networks by using 

technologies and collaborative tools. This new form of science aims at facilitating 

knowledge acquisition and leads to innovative solutions that are based on 

collaboration networks and models to share scientific data and information. (Salmi 

2015) Lack of openness means that the power of solving scientific problems is 

constrained to a limited number of scientists and researchers. These individuals 

usually fail to leverage the accumulation of knowledge available. Therefore, 
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openness and information sharing among scientists are considered to be crucial 

for scientific progress. (Panetta, Lakhani, Lohse and Jeppesen 2007) 

There are three essential aspects of open science: first, its relation to digital 

technology; second, its focus on changing research practices and their impact on 

the research system as a whole; third, the fundamental importance of looking at 

science as a community of practice. Thus, this phenomenon has the potential to 

impact the research workflow, the way researchers share and discuss findings and, 

how they are disseminated to academics and civil society. By promoting wider 

access to research and research findings, the entire research process becomes 

more open and transparent and science becomes more accessible to all. In re-

defining research processes, researchers are increasingly required to ensure free 

online access to publications and to the research data, rather than publishing as 

fast as possible in order to secure intellectual property rights on the basis of 

competition among scientists. (European Commission 2015) 

Open science leads to the emergence of new approaches that enable communities 

of researchers to put their ideas and hypotheses on the web and share the 

development of joint research projects. Moreover,  it leads to involve users in the 

search of solutions, pool resources, modify the paths and modalities of 

investigation continuously, and eventually publish jointly (Salmi 2015).  

In particular, the concept of open science encompasses different approaches. 

Among these, open access refers to strategies and policies that promote free access 

to peer-reviewed articles, conference proceedings, monographs and grey literature. 

This means that everybody can access scientific knowledge without any restriction.  

(European Commission, 2015; Bartling and Friesike 2014) Even if open access is a 

fundamental approach, it does not tell the whole story of open science. Indeed, it 

also includes open research data, open methodology, open education, open source, 
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open evaluation, altmetrics and citizen science. Open research data refers to the 

possibility to reuse and redistribute without restrictions, datasets that have been 

produced as part of scientific research. And those can be qualitative, quantitative 

and digital data. Open methodology promotes the sharing of research 

methodologies which become accessible to others and thus can be replicated in 

new studies. For instance, lab notebooks in life sciences are often shared online in 

real time. Open education concerns the free access to education often by using the 

Internet and, indeed it is a common practice for universities and organizations to 

provide free access to their courses and resources online. Open evaluation involves 

the use of methods such as peer-review and open annotation to evaluate research. 

Open source allows to use, change or improve the existing code of a freely 

available licensed software. (Picarra 2016) Altmetrics - deriving from alternative 

metrics - refers to alternative methods of measurement of research outcomes. 

These new metrics go beyond the traditional peer-review and citation-based 

indicators and include data, presentations, blog posts, mentions in social media, 

among others. Citizen science promotes the involvement of citizens and society in 

data collection, analysis and, in the dissemination of the outcomes of the research, 

which is often conducted by using public funding. (European Commission 2016) 

It is interesting here, to investigate the downsides of open science approaches. 

Below a list of the most relevant: 

▪ Scientists are reluctant to exploit open and collaborative research as they 

are influenced by a rigid scientific tradition and culture of independence 

and competition. It is not a common practice to share information with 

others scholars and the public as it requires too much time and efforts. In 

addition, scientific journals require results to be original, and thus no 

substantial literature exists on the same topic. (Arza and Fressoli 2015) 
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▪ Lack of skills, time and other resources dedicated to open science create a 

further barrier. Skills because it comes with difficulties in controlling and 

fully exploiting the participation of the public; time and resources as it relies 

on a poorly developed open science infrastructure. (Arza and Fressoli 2015) 

▪ Ethical and legal restrictions on access to confidential information. 

Sometimes researchers might be limited in analyzing data and resources 

that are personal or subjected to third-party licensing restrictions. 

(European Commission, 2016) 

However, the potential benefits of opening up the research process in science are 

clearly recognized by the European Commission, that is significantly investing in 

all European countries to boost research and increase EU competitiveness by 

reducing the barriers of knowledge transfer, opening access to research, and 

accelerating innovation (European Commission, 2016). In particular, an important 

benefit of open science is the increase of efficiency in research, meaning that by 

opening up the process, then, knowledge, research tools, and good practices are 

readily available avoiding efforts duplication. Moreover, it leads to enhancements 

in the quality of research due to transparency rules applied to working methods, 

protocols and data analysis which are then published to be accessed and reviewed 

by other scholars and peers. Among the benefits of open science, another 

important aspect is related to the wider engagement in research. Across the 

community, many new stakeholders are playing a relevant role, as not only 

researchers are willing to collaborate among themselves, but also with the public 

in general. This allows an increase in the scope and visibility of the research, 

makes it more interesting for a wider range of stakeholders and ensures results 

dissemination throughout society. By doing so, open science also builds strong 

relations and induce collaboration, knowledge, and expertise sharing across 

institutional, national, transnational and disciplinary boundaries. Researchers are 
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also incentivized to have a broader perspective when defining research, research 

priorities and research questions, in order for their studies to have an increasing 

economic and social impact. (NESTA – RIN 2010) 

Open science, therefore, leads to surprising discoveries and insights because it 

allows data and resources to move freely across society (Ministry of Education and 

Culture 2014). Each user of research is allowed to produce ideas and take over 

new responsibilities and tasks (European Commission 2016). For instance, the 

researcher and the research team not only should favor open evaluation and open 

access publishing but also support the research organization in drawing clear 

guidelines for the use of the research. Moreover, research institutions and funders 

should promote the development and use of resources, tools, and standards that 

facilitate open working, and provide incentives for those who support the use of 

such resources. (Ministry of Education and Culture 2014) 

Considering the potential impact that collaboration among stakeholders could 

have on scientific advancements and innovation, the European Union has 

developed an approach named “Responsible Research and Innovation” (RRI), 

under Horizon 2020. This is a new and inclusive set of policies and programs 

aimed at promoting collaboration among a variety of societal actors, for a better 

research and innovation process. Through this plan, the European Union will 

foster Research and Innovation and ensure that there is an alignment with the 

values, needs, and expectations of society. One of the programs enabled by RRI is 

“Science with and for Society” (SwafS) with the main purpose of creating skills, 

capacities, and innovative paths for connecting science with society. By promoting 

the opening up of the research process and transforming it into a more inclusive 

activity, the European Union stimulates society’s appetite for science and 

innovation. In the SwafS program perspective, stakeholders coming from different 

societal backgrounds, such as researchers, scientists, citizens, policy-makers, and 
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businesses, cooperate towards the achievement of scientific discoveries that are 

shaped on the society’s needs. (European Commission 2018b) 

Overall, in this section, we presented a new scenario characterizing today’s 

scientific world, which is intended to set new standards opposed to the traditional 

research approach. We have seen that a number of changes are affecting the 

scientific field and in particular the modus operandi of doing research. There is a 

growing trend to broaden the science base and introduce novel ways to produce 

and spread knowledge. Today, researchers see a transition in knowledge 

dissemination set off by the Internet. Modern communication tools such as social 

networks and blogs, enable scientists to enhance their scientific expertise, meet 

experts, and discuss ideas with people that face similar challenges. This does not 

mean that researchers abandon classical means of scientific communication such 

as publications or conferences, but rather they complement them with new ways 

of diffusing knowledge by using digital technologies and new collaborative tools. 

(Bartling and Friesike 2014) These advancements, therefore, are showing the 

potential to influence the entire life-cycle of research, from its inception to the final 

publication, as well as the way this cycle is organized (European Commission 

2015). However, it is important to remember that the traditional approach to 

science has been used as a best practice over the past one-hundred-fifty years and 

therefore, to understand how these trends are changing the entire research 

workflow we need to investigate its nature back to its origins. 

3.2. Traditional Research Methods 

3.2.1. Scientific Research   

Research is a systematic investigation, including research development, testing, 

and evaluation, designed to advance or contribute to generalizable knowledge. It is 

generally aimed at supporting researchers to progress from a broad idea or 
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problem to scientifically rigorous research findings that enable new developments 

or improvement of research practices. (Nass, Levit, and Gostin 2009)  

Philosophers of science distinguish between research in the context of discovery, 

meaning finding, inventing, constructing or discovering hypothesis; and research 

in the context of justification, referring to justifying, proving, validating, 

warranting or appraising hypothesis. The traditional scientific method is, therefore, 

a model for forming or discovering hypotheses, for extracting hypotheses out of 

data, for testing hypotheses once they were formed, for conducting a different kind 

of experiments, and finally for applying the theories in different situations. (Nola 

and Sankey 2014) Authors, however, are divided between those who describe the 

stages of the research process as a pyramid model and those who see it as a 

flexible process. Some scholars believe that each step relies on the support of the 

previous step and thus, will be sound and stable only if the earlier stages are also 

solid. In this case, the research process is a linear course starting with the 

development of the research question and ending with the dissemination of the 

results. Moreover, they describe research as an explanatory process.  It is a more 

structured and sequential approach that focuses on explaining the causal 

relationships between observed variables. (Adams and Taylor 2014)  It starts with 

the formulation and description of a theoretical model or principles prior to data 

collection, in order to define the study design. Then, it requires quantitative data 

collection and identification of sampling criteria to select and aggregate individual 

case studies. These in conjunction with prior theories will then form the basis for 

ongoing testing and hypothesis generation that can, therefore, be used as a vehicle 

for generalization. (Fisher and Ziviani 2004) 

Nevertheless, others demonstrate that researchers may often move backward and 

forwards between stages, going back to previously completed steps and with more 



31 
 

than one stage in progress at the same time. Indeed, it is important that the 

researcher remains elastic in the approach to the research process. In this case we 

talk about exploratory research, as a research conducted by reviewing available 

literature and data or through qualitative approaches. These can be informal 

discussions with primary and secondary stakeholders, project staff, donor 

agencies and more formal approaches, like in-depth interviews, focus groups or 

case studies. (Gelling 2015) It starts with an initial broad focus and progressively 

becomes narrower as the research advances (Fisher and Ziviani 2004). Despite 

these two diverse conceptualizations, a common pattern is that they follow precise 

steps enabling the research question to be answered and guaranteeing to conduct 

the research in a manner that ensures potential for practical application. (Gelling 

2015)  

The first step is to state a clear and well-defined research question. Research 

questions may be revised multiple times during the process as they are subjected 

to changes after expert peer-review and/or each case analysis. Afterward, it is 

relevant to search and critically review the literature considering both the 

strengths and weaknesses of existing knowledge. This may help the researcher to 

perceive any gap in the existing research by analyzing what has been already 

published and what is already known about the topic. This stage is critical as it 

helps to refine the research question and determine the approach to conduct the 

research. The selection of the research method, therefore, depends both on the 

research question and the review of the literature. Qualitative research will be 

applied to better understand a phenomenon through the study of non-numerical 

or textual data. It is associated with an inductive approach that aims at analyzing 

an individual situation and making a general assertion. On the contrary, 

quantitative research will aim at testing theory through the study of numerical 

data. It usually adopts a deductive approach which requires the application of 
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general laws to an individual instance. Once the research approach has been 

established, researchers need to gain access to research data, which in some cases 

entails ethics committee approval and governance approval. The former ensures 

participants consent to take part in the research and gives an overview of the 

potential benefits and side effects that may result from their participation. The 

latter is required from the organization with direct responsibility for the 

participant involved in the research. Then, a pilot study may be required to test on 

a smaller scale the effectiveness of the sampling and recruitment strategies applied, 

data collection techniques and the feasibility of the research that will be then 

replicated to the main study. Sampling and recruitment refer to the identification 

of a representative group from the target population studied either through 

probability or non-probability sampling. Data collection techniques concerns 

methods as interviews and focus groups in qualitative and exploratory research 

studies and direct observation or questionnaires in quantitative research. The 

feasibility test refers to the data analysis process that can require the analysis 

when all the data have been collected in quantitative studies, or an analysis soon 

after collection as part of an ongoing process in qualitative research. The last step 

involves the dissemination and implementation of results.  This may include 

publication in peer-reviewed journals and/or presentation at professional 

conferences or meetings. (Gelling 2015) 

3.2.2. Health Research 

The basic function of research is to answer why and how of a phenomenon, but 

searching answers to what, when, how much, is also part of research endeavours. 

All these questions have relevance to any discipline, but healthcare seems to have 

a special appetite for such inquiries. Health is a particular science because its 

relation to vitalities of life such as wellness, disease, and death and seeks to answer 

specific scientific questions through research studies. Health research may include 
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health and behavioral research, identification of better ways to prevent, diagnose, 

treat human disease, trials that test new treatments and development of scientific 

guidelines and ethical principles. What makes health particular is that it is mainly 

an inductive science and has very little space, if any, for deductive methods. This 

means that when dealing with a new case, or an old case with a new set of 

conditions, previous knowledge and experience is applied with no guarantee, but 

just the hope that it can work in the new set up as well.  Similarly to all other 

disciplines, the study type of health research is determined by the research 

question. It may suggest how useful the scientific study will be and how well it will 

be interpreted. (Röhrig, du Prel, Wachtlin, and Blettner 2009) 

Health research can be classified into primary and secondary research, and both 

distinguish diverse study methods. Primary research typologies are: basic medical 

research, clinical research, and epidemiological research. Basic medical research, 

also known as experimental research, is divided between theoretical and applied 

research. The former comprises the development and improvement of analytical 

procedures such as determination of enzymes, markers or genes, imaging 

procedures and biometric procedures. The latter includes animal experiments, cell 

studies, biochemical, genetic and physiological investigations, and studies on the 

properties of drugs and materials. (Röhrig, du Prel, Wachtlin, and Blettner 2009) 

Clinical studies, as well, are divided into two categories: experimental studies and 

observational studies. Experimental studies may test an unproven drug, a medical 

device, a diagnostic tool, food or drink, or an existing therapy used in a new way. 

These studies may also involve the collection of health information to study a 

health issue in the general population. Perhaps, the most common form of 

experimental research is the clinical trial. (Röhrig, du Prel, Wachtlin, and Blettner 

2009) A clinical trial is a research study in which patients volunteer with the aim 
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of testing the efficacy and safety of new medical intervention. The clinical trial 

process involves a number of steps: It starts with pre-clinical testing which 

involves labs or animal studies aimed at identifying the potential benefits of a drug, 

other product or strategy, and its general safety. Phase I follows to evaluate safety 

for humans by determining how their body reacts and what side effects occur as, 

for instance, dosage levels change. Phase II aims at testing efficiency and 

effectiveness, and it involves randomized trials with a “test” and a “control” group. 

Phase III may last many years as the objective is to provide better understanding 

of the benefits and the range of possible adverse reactions. After all three clinical 

trial phases are completed and, if the research demonstrates that the drug, other 

product or strategy is safe and effective, a New Drug Application is filed. Upon 

approval it becomes available on the market to be prescribed, sold or used. Post-

marketing studies, also called phase IV, involve replicating the study in a special 

population and are designed to monitor long-term effectiveness and the 

implication on a person’s quality of life. (HANC 2009) 

Analogously to clinical studies, a distinction is made between experimental and 

observational epidemiological studies. Experimental studies may be further 

subdivided into field studies and group studies, while observational studies can be 

splitted into follow-up, case-control, cross-sectional, and correlation studies 

(Röhrig, du Prel, Wachtlin, and Blettner 2009). 

Secondary research, on the contrary, is simply articulated into reviews and meta-

analyses. The Health Technology Assessment (HTA) can be considered as an 

example as it may be cooperatively developed with consultants from clinical and 

academic background to produce for instance systematic reviews or reports. 

(Röhrig, du Prel, Wachtlin, and Blettner 2009) Indeed, the HTA is a systematic 

evaluation method that aims at assessing the use of specific technologies in the 
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healthcare system. Thus, it provides evidence-based inputs to policy-making so 

that health policies can be patient-centered and achieve best value. (Garrido, 

Kristensen, Nielsen, and Busse 2008) The range of priorities and impacts that the 

HTA can investigate spans from drugs, devices, and surgical procedures safety and 

effectiveness, to hospital infection control programs, computer-based drug-

utilization review systems, and telemedicine networks. This process requires to: 

1.    Identify assessment topics 

2.    Specify the assessment problems or questions 

3.    Retrieve available relevant evidence 

4.    Generate or collect new evidence 

5.    Appraise/interpret the quality of the evidence 

6.    Integrate/synthesize evidence 

7.    Formulate findings and recommendations 

8.    Disseminate findings and recommendations 

9.    Monitor impact        

Therefore, the process aims at providing advice on whether or not an health 

technology should be used, how it is best used and which patients are most likely 

to benefit from it. (Goodman 2017) 

3.3. Opening up Health Research  

All the aspects of openness previously described, qualify for a true paradigm 

shift:  They require first, to rethink about the entire research process and second, 

to redefine the role of individuals as active members of research communities and 

networks. These changes can be brought down to the healthcare level to see how 

they are meaningfully changing the health system. A transformation of health 

research, due to advancements in health information technology, is enabling 

studies that were not feasible in the past and thus leading to new insights 

regarding health and diseases. Advances in information-based medical research 
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are also facilitating the movement toward personalized medicine, which will make 

health research more meaningful to individuals. Moreover, health science is 

becoming so complex that no single researcher is able to bring in all the expertise 

needed to develop medical innovations. Therefore, efficient sharing of information 

between institutions and users is becoming critical allowing people to be no longer 

involved merely as human subjects but rather as engaged stakeholders. (Scientific 

Panel for Health 2016) Indeed, in the healthcare field, user involvement is gaining 

relevance among the many forms of open science. Therefore, an overview of the 

roles, the stages of the intervention of users and the impacts on the traditional 

medical research method, here follows. 

3.3.1. User Involvement in Health Research 

To better understand how the research process can practically change and what 

could be the benefits deriving from user involvement, it is important, to properly 

define the terms “user” and “involvement”. 

Given the variety of users, understanding who is eligible to collaborate in research 

with senior scientists and who the intended users of the research outputs are, will 

help to inform and characterize the research activity. In this regard, a study on the 

assessment of users’ role in scientific research, defines “users” as a broad category 

that includes people or organizations bringing the results of research into 

decision-making contexts and activities. Users may change along the research 

process as the problem or context for action evolves. They may be the media or 

other science communicators, educators, policy-makers, those most intimately 

affected and those who provide the funds, either directly or through taxes or 

insurance. (McNie, Parris, Sarewitz 2015) 



37 
 

According to the UK National Institute for Health Research4, users are those who 

benefit from the results of health research (NIHR 2009). In order to understand 

the role of users in health research, it is possible to classify them into different 

categories. One way is to position them on a continuum of increasing collectivity, 

either as single individuals, or groups sharing a service, communities of interest, or 

the general public. A further classification distinguishes users, user groups, and 

advocates. The first is an individual who has a medical relationship with clinicians 

and healthcare professionals, such as a patient or a carer. The second category, 

defined as user groups, is formed when individual users come together because of 

a shared interest or status. Whereas, the last category includes the advocates who 

have a general knowledge of healthcare. In particular, they are non-professionals 

and non-specialists, but they are involved in the process as a result of  their social 

link or interest. (Boote, Telford, and Cooper 2002) 

The term “involvement” identifies the active relationship between users and 

researchers at various times and venues in the research process. Their 

involvement allows to have a voice in the formulation of the research questions, 

ensuring that the study will answer questions that they consider important, to help 

planning the research, to interpret the data and disseminate research information 

to their peers. For their increasing participation in the research process, a concept 

that scholars frequently associate to involvement is “empowerment”. This refers to 

the enablement of users to exercise greater influence in decision-making processes 

regarding research choices that will have a direct impact on them. (Boote, Telford, 

and Cooper 2002) In order to fully understand what is meant by “involvement”, a 

clarification of what involvement is not is needed. It is not the same as 

“participation”, which generally characterizes studies to which users take part 

                                                        
4 National Institute for Health Research (NIHR) within the UK region aims at fostering research for the 
national health and wellness. Its fundamental principle is to consider the needs of patients and the 
public as driver for leading-age research working with charities and life science industries. (NIHR 2018) 
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passively. A user-centered research is a study that has the user as subject, however, 

this does not imply in practice, that user will have an active role in it. (Hayes, 

Buckland, and Tarpey 2012) 

The role played by users and the extent to which they can influence the process 

depends on their degree of involvement. Even though there is not a clear cut 

between the different degrees, they can be divided into three levels: The first is 

consultation, defined as asking users for their views and priorities for research and 

using these views to inform decision-making. This can be about any aspect of the 

research, from identifying the main topic to thinking about the ways of 

disseminating research outcomes. (Hayes, Buckland, and Tarpey 2012) 

Consultation is often scientist-driven, in the sense that the user comment either to 

an already developed research proposal or they provide suggestions about how 

ideas proposed by researchers should be further developed in the study. In this 

case, users have the opportunity to influence the research agenda and research 

design. (Oliver, et al. 2004) 

The second degree is collaboration, which entails an active, on-going partnership 

with users. In this type of involvement, users have a higher level of ownership of 

the research project. For instance, they can be committee members or members of 

steering groups and collaborate to complete different stages of the research 

process, depending on the exact nature of the study. (Oliver, et al. 2004) 

The last degree is user-controlled research, which sees users leading the design, 

and directing data collection and/or the dissemination of the results of the 

research project. Users will run the research advisory or steering group and 

possibly carry out the overall research. User-controlled research gives users the 

opportunity to change or improve the quality of life of the group they represent. It 

is the maximum example of empowerment and overcomes the frustration deriving 
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from traditional research that eventually excludes them at all and overlooks their 

major needs. (Oliver, et al. 2004; Hayes, Buckland, and Tarpey 2012) 

User involvement is required as their experience and insights can complement 

those of researchers, so that collectively they can produce better research. Indeed, 

if we recall the degrees of involvement mentioned above, we can define different 

approaches for users or community of users to be involved in healthcare research. 

If they are just consulted, researchers will try to promote a plan seeking to find 

support or facilitate the project acceptance. If they have a definite level of control, 

instead, researchers will identify the unmet needs, present the problem to them 

and ask to make decisions. When they collaborate, they are asked to plan jointly 

with researchers, and usually, scientists present a tentative plan to the users that is 

open to change. They may also initiate the research, and by doing this, they 

identify the research priorities and set the appropriate research agenda.  Having 

full control, they are asked to identify a problem and to make all key decisions on 

goals and means. (McKenzie and Hanley 2012) 

3.3.2. Transformation of the Health Research Process 

User involvement not only calls into question the role of users and the mechanisms 

of doing research, but it is also leading some major changes into the stages of a 

research study.  

In the early stages of research, such as identification of research priorities and 

relevant research questions, involving users is considered to be a powerful way to 

obtain new ideas and more precise perspectives about what should be investigated 

during the study. Indeed, an active partnership would enable the parties to learn 

from each other and would lead the different actors to work together and reach an 

agreement on novel and overlooked topics to be studied. For instance, priority 

setting is bringing relevant stakeholders in health research together on an equal 
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footing, as research has often ignored shared priorities of patients, carers, and 

clinicians. A clear mismatch between the research being carried out within the 

pharmaceutical and medical technology industries and the research evidence 

needed by patients and clinicians every day, calls for this collaborative method. 

Similarly, the involvement of users in the designing phase of the research process 

ensures that the methodology is developed according to the insights they provide. 

It also helps to structure the research and research outcomes in a form that is clear 

for them. Moreover, involving the users in grant applications gives strength to the 

research, by demonstrating that the topic is relevant to users. As a result, having 

their inputs on ethical considerations may help the recruitment process. In the 

stage of data collection, users can get involved in gathering evidence, carrying out 

interviews, developing research tools, analyzing and interpreting the results of 

research. While performing these activities, users might help to stress aspects that 

researchers might be missing, check the validity of the results according to their 

perspective, and highlight some outcomes that seem to be more interesting than 

others. Subsequently, users can take care of dissemination of findings by ensuring 

that these will improve practice. Users will be more willing to participate in this 

stage of the health research process if they have also been involved earlier. Indeed, 

this will increase their motivation and commitment to the research team and the 

results they obtained. Moreover, they can summarize the outcomes in a user-

friendly language, by allowing the information to be clear and accessible to a wider 

group of people. Finally, a new stage in the research process has been introduced. 

The impacts on research are important metrics that should be monitored and 

evaluated throughout the whole process. This should be done to provide 

meaningful and precise insights for future research undertaking the same 

approach of inclusion. Thus, documenting and providing evidence and records of 
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short and long-term impacts is fundamental to be reported and possibly also 

published. (Hayes, Buckland, and Tarpey 2012) 

All these changes in the research process emphasize new mechanisms that could 

be used for advancing health sciences and the role of patients as key stakeholders 

in health studies. When it comes to primary health research, clinical trials are 

being redesigned to support patient-clinician communication, to help making 

informed healthcare decisions, and to allow patients voices to be heard in 

evaluating healthcare options. To increase trials relevance, broader recruitment of 

the population of interest and greater patient inclusion are being ensured when 

choosing participants, to reflect patients real-world experience. Moreover, 

outcomes are selected on the basis of their relevance for patients, and thus, they 

are likely to have a greater impact on patient care. To ensure fair interpretation, 

trials results are being openly shared with more intuitive presentations so that 

both clinicians and patient advocates can correctly interpret them and guarantee 

better dissemination of information to the patient group that the study sample was 

drawn from. (Mullins, Vandig, Zheng, and Wicks 2014) 

For what concerns secondary research, user involvement is being encouraged, for 

instance, in the different stages of the health technology assessment (HTA) process. 

In particular, there is potential for user involvement in the selection of topics for 

assessment, which includes identifying and prioritizing HTA topics. The 

identification of topics may benefit from their involvement as it represents a 

critical challenge for HTA agencies that need to assess a high number of 

technologies with limited available resources. To make it possible, today, members 

of the public, patients, and advocates can access a downloadable electronic form 

on the websites of HTA organizations and submit suggestions for assessment 

topics based on their experiences with particular health conditions. In the 
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prioritization stage, users were mostly excluded as no interaction with HTA 

agencies is observed. However, the growing realization for a patient-centered 

healthcare system is leading to opening this stage as well, by offering users the 

opportunity to participate to deliberation sessions, in which they rate the 

proposed topics and classify them in priority order. For the last stage, refinement 

of selected topics and development of the assessment plan, user inclusion appears 

critical to produce a robust impact on the entire research process when defining 

the evaluation objectives, measures, and indicators. Overall, their involvement 

could make assessments more relevant and acceptable as users have a unique 

position to describe the outcomes that matter the most and to advise HTA 

processes about the impact on their health and their ability to live and work. 

(Gagnon et al. 2014) 

Openness in the health system and advances in the health information technology 

are enabling a transformation in health research that could facilitate studies that 

were not feasible in the past, and thus lead to new insights regarding health and 

diseases. Indeed, new forms of secondary research have been introduced as 

Patient-Reported Outcome (PRO).  This is defined as: 

“a report of the status of a patient’s health condition that comes directly from 

the patient, without interpretation of the patient’s response by a clinician or 

anyone else.” 

(Brettschneider, Lühmann, Raspe 2011) 

The outcomes can be classified into clinical, if for instance refer to a specific cure, 

humanistic, when concern an emotional status and economical, if relate to 

expenses and saving. In the case of clinical outcomes, these can be: clinician 

reported (e.g., the performance of the patient), carer reported (e.g., functional 

status), physiologic (e.g., tumor size by using MRI) or patient-reported (e.g., 
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symptoms). These new methods are mainly beneficial for patients when 

experiencing a particular treatment, for patient-family members who are 

concerned with the care patients receive, for healthcare providers and payers as 

they are directly involved in defining and prescribing therapy and paying for it, 

and for regulatory authorities, technological assessors and researchers. Patient-

reported outcomes are often used in clinical trials with the aim of evaluating the 

effectiveness of medical interventions from the point of view of patients. The data 

are often collected via validated questionnaires, called patient-reported outcome 

measures (PROMs). These data are then used to inform the healthcare decisions 

made by patients and their doctors, support licensing claims for new medicines 

and influence the development of health policy, including decisions about cost-

effectiveness. (Deshpande et al. 2011)  

3.3.3. Impacts of user involvement 

In order to describe these advancements in the health research process, it is 

crucial to evaluate each change against a definite set of criteria. Openness has the 

potential to impact the overall performance of research and innovation systems, 

and its outcomes can be gauged in many ways: increase the range of research 

topics, alerting researchers on issues important to patients and the public, greater 

knowledge in health fields and improved scientific literacy. However, 

contributions relying on the interaction between users and scientists are hard to 

evaluate as there is no agreed measure of success or impact of involving users in 

the research process. There are, however, persuasive reasons to study how to 

evaluate the process and impact of user involvement: understand how to best 

involve them in different types of research activities and fields, examine the 

possibility of detrimental effects, and increase in knowledge and understanding. 

Limited models and sets of criteria to evaluate the outcomes of user involvement 

have been developed. This gap indicates a general lack of evidence in the literature 
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demonstrating its value for research and users themselves. (Esmail, Moore and 

Rein 2015) 

Nevertheless, the Critical Appraisal Skills Programme (CASP), powered by an 

Oxford-based company promoting the practice of value-based healthcare for 

individuals and organizations, created an ad-hoc assessment tool. This aims at 

appraising how users have been identified and trained and the impact their 

involvement had on the quality and outcomes of the research. For this purpose, a 

set of questions has been defined: 

“Is the rationale for involving users clearly demonstrated? Is the level of user 

involvement appropriate? Is the recruitment strategy appropriate? Is the 

nature of training provided appropriate? Has sufficient attention been given to 

the ethical and methodological considerations of user involvement and how 

these were managed? Has there been any attempt to involve users in the 

dissemination of findings? Has the added-value of user involvement been 

demonstrated clearly? Have attempts been made to evaluate the user 

involvement component of the research?” 

(Wright, Foster, Amir, Elliott and Wilson 2010) 

Bonney et al. (2009), instead, thought to some tangible criteria that could measure 

project outcomes to ensure that scientific objectives have been met. If they have, 

publications will be used as a way to disseminate the successful findings to others. 

If they have not, evaluations will be necessary to understand how the projects can 

be improved or better designed. They distinguish measures of scientific 

contribution and measures of scientific literacy. The former generally refers to 

number of papers published in peer-reviewed journals and citations, and number 

and size of grants received for research involving users. The latter includes the 

length of involvement in a research project, the amount of visits to project Web 
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sites, better understanding of the scientific content and process by participants 

and proactive attitude towards science. 

4. Analysis  

With an overview of our methodological process and a review of the literature 

used to support our research, in this chapter, we present our reasoning in the 

analysis of cases, and we outline some major learnings. We start by describing the 

initial conceptual framework that we developed on the basis of theory. From here, 

we proceed with a section designated to exemplify our approach with three 

different cases. Subsequently, some considerations resulting from case analysis, 

lead step-by-step to redesign the original framework and provide a new visual 

representation of the phenomenon. The last part focuses on the impacts of user 

involvement, investigating the most significant insights reported from our 

interviewees and the methods used to measure them. 

4.1. Conceptual Framework  

As a qualitative study, our thesis aims to describe and explain a pattern of 

relationship, if any, between a set of conceptually specified categories. The 

development of a conceptual framework, therefore, emerges from the need of 

creating a network of interlinked concepts that together could provide a 

comprehensive understanding of the phenomenon studied. We describe this 

framework as a research map of the territory being investigated that becomes 

more differentiated and integrated as our knowledge of the terrain improves. 

Indeed, we define our approach as an iterative process:  a loop-like pattern of 

multiple rounds that after each case analysis allows revisiting the data and 

concepts. (Miles, Huberman, and Saldaña 2014) 
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We start from the existent spectrum of multidisciplinary literature regarding user 

involvement in scientific research. But since the beginning, in a continuous 

interplay between types of evidence and breath of the emerging theory, we revise 

the framework and narrow down the scope on health scientific research. Once we 

set the focus and clearly identify the research gap, three major areas of 

investigation emerge. We create a first draft of the framework as a three-

dimensional space, but a continuous comparison between the evidence found in 

the literature and the interviews with users or their representatives lead to the 

emergence of additional questions, new and unearthed connections, and more 

complex formulations. Hence, we rethink the framework representation as a 

matrix that could better mirror the relationships among the different cases and 

elucidate empirical weak points. 

In order to have a clearer view of user involvement, building on the reviewed 

literature, we detail, here, the three main areas that need to be further investigated. 

These emerge from our first research sub-question: “Who are the users of scientific 

knowledge, how and when are they involved?”, which indeed, drives our analysis to 

the definition of who the users of health research are, the mechanisms and 

activities in which they can be involved and the phases of the research cycle to 

which they contribute. Therefore, we develop a first three-dimensional framework 

draft, based on the following three criteria: WHO, HOW and WHEN. 



47 
 

 

Figure 2. Three-dimensional framework - Source: own creation 

With the first criterion, WHO, we refer to the identity of users eligible to 

collaborate in research with senior scientists and who the intended users of the 

research outputs and health-related knowledge are. From the theory emerges that 

four groups of users can possibly be involved in health research: patients, carers, 

advocates, and user groups. Based on the coding strategy presented in the 

methodology, in the analysis of each interview and secondary data, we proactively 

investigate these concepts looking for any explicit or implicit reference to either 

one of the categories. However, given the great variety of actors and interests at 

stake in this field, the list is too limited. We assume that there is a broader category 

of users bringing the results of research into decision making contexts and 

activities. Therefore, the process of examining cases is intended to explore which 

stakeholders in the healthcare field actually benefit from research beyond these 

categories already identified. Then, the framework will serve to understand how 
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they can be positioned on a continuum of increasing collectivity, from a single 

individual to a community representing different interests. 

The second selected criterion is HOW and refers to the extent to which users can 

influence the process and thus, their degree of involvement. According to the 

theory, we divide the HOWs into three levels of involvement: consultation, 

collaboration and user-control, going from mechanisms that are less prone to a 

major user involvement, to others in which users are the protagonists. The first 

encompasses all cases that are scientist-driven, meaning that users simply 

comment or provide suggestions. The second entails higher level of ownership of 

the research project, while in the last users lead, direct and control all or most of 

the phases of the study. Our methodology leads to search for activities that can be 

reallocated into one of these levels of increasing control. Each case study is 

analyzed with the intent of identifying the specific activities that each HOW 

encompasses and to find out whether the involvement of users has led to new 

mechanisms that differ from the traditionally used for conducting research. This 

allows achieving an in-depth understanding of these three levels and what actually 

means for users to be involved through consultation rather than collaboration or 

user-control.  Here again, the framework will serve to understand where the 

specific case can be position on a continuum of increasing control, from a mere 

informative interaction to a user-powered governance. Patterns of systematic 

classification of these activities into either consultation, collaboration or user-

control, are investigated through cases evidence with the intent of understanding 

whether specific activities are intrinsic to a precise degree of involvement or can 

be applied without restrictions. This also allows identifying patterns in terms of 

degrees and activities that are associated with a definite class of WHOs. 

Lastly, the third criterion considered to build the framework is WHEN, and it 

mainly relates to the stage of research where users are involved. Here, we group 
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the stages of the process into early, middle, and late stages. However, for the sake 

of clarity, we specify which of the steps are considered to be early, middle and late. 

Recalling the research cycle described in the literature review, among the early 

stages of health research process there are the identification of the research 

priorities, the design of the research itself, and eventually all effort for grant 

applications. Middle stages, instead, comprise not only data collection and 

gathering of evidence, but also analysis of the data as well as the activities related 

to the interpretation of the data analyzed. In late stages, dissemination of findings 

and results are considered, together with outcomes implementation, the 

evaluation of the approaches being used, and their potential application in the 

future. With this overview, we will look for references to the steps comprehended 

under each phase. The evidence provided by each empirical case is relevant to 

understand whether new methods of doing research can be included among the 

early, middle or late activities of the process. The framework, here, serves multiple 

purposes: first, to understand when the new steps can streamline the process and 

make it more effective; second,  to visualize patterns of involvement of types of 

users in a specific research phase; third, to understand whether a systematic 

correlation between the phase and the degree of involvement can be found.  

The idea behind this initial framework is to analyze each case and be able to locate 

it on both the how and the who continuums and in a stage of the research process. 

We create it with the objective of visualizing the most common WHOs, HOWs, and 

WHENs, that in turn mirror the on-going European initiatives of user involvement. 

This outlines the movement towards user involvement through mechanisms of 

consultation, collaboration or user-control, and in specific steps of the research 

life-cycle, but also insights on where, on the contrary, this phenomenon is still 

unexplored. Indeed, the framework allows investigating whether there is still 
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potential to change and establish new good practices in the health research 

process as the current literature does not allow us to do so.   

To provide evidence of how we proceed in the analysis, hereunder, we present 

three exemplifying cases. Based on the structure of the framework, it is reasonable 

to look at cases that would offer a comprehensive presentation of the components 

of each criterion. Thus, the aim is to give an idea of how it is possible to have three 

different users involved according to three diverse mechanisms, in three stages of 

the health research process. The first case, Cystic Fibrosis Trust UK, is an 

exemplification of how a patient (WHO), can control the research project (HOW) in 

identifying the unexplored need and initiate the study (WHEN). The second, 

EunetHTA, illustrates how patient organizations (WHO), can be consulted (HOW) 

for the collection of data useful for policy-making decisions (WHEN). The last case, 

CLAHRC West Midlands, demonstrates how advocates (WHO) can collaboratively 

contribute (HOW) to the development and the review of summaries for research 

outcomes dissemination (WHEN). 

4.1.1.  Cystic Fibrosis Trust UK Case 

Cystic Fibrosis is a rare disease caused by two defective genes coupled, different 

mutations of those genes exist, and the combination creates conditions and 

symptoms different in each person with CF (Cystic Fibrosis Trust 2018). For many 

years there has been no significant advancement in research and treatments of this 

rare disease and therapies have always been incredibly expensive for healthcare 

systems and patients. However, in the last ten years, there have been amazing 

improvements. (Rayner 2018) 

CF Trust is the only UK charity organization with a focus on CF, it stimulates and 

funds research in the field, and encourages spreading of information and education 

on the disease (Cystic Fibrosis Trust 2018). CF Trust provides some courses for 
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people with CF and their families who are willing to participate in research. The 

majority of them does not have any scientific expertise, but as they get more 

involved, they also get trained. (Rayner 2018) In the specific case of our 

interviewee, he attended EURORDIS5 Summer School and started to be more and 

more involved in research. This gave him the title of “Patient Expert” as he 

achieved high levels of experience and knowledge in the field. He recently 

conceived the idea and developed a study about a specific bacterium causing 

infection in people with CF. The first obstacle he had to face was related to funds; 

as for the scarce relevance of the topic, grants agencies were not interested in 

providing any grant. To demonstrate the importance of this for CF community, he 

designed an online survey asking three open questions about the topic, and spread 

it through social media and CF Trust website, obtaining around five-hundred 

answers in a couple of weeks: 

“I was really blown away because initially, I was expecting to see about ten 

people that could be interested in it. And we had such a massive response in 

such a short time. It is pretty easy to do, it doesn’t cost anything either, and we 

had this amazing reach of responses. […] As a result of that, the agency changed 

their mind, and we got the money.”  

(Rayner 2018) 

One of the most difficult challenges for people with CF is the risk of cross-infection. 

Indeed patients should never meet, because they may carry some bacteria that 

could cause serious infection in someone else with the same condition. This risk 

has been avoided by using online methods to involve people with CF and allowed 

wide participation in few days. (Rayner 2018) 
                                                        
5 EURORDIS is a non-governmental patient-driven alliance which focuses on user involvement in 
research and medicine development for rare diseases. It builds on three main pillars: Advocating for 
patients, empowering patients, effective engagement of patients. With these purposes in mind, it runs 
an open academy of training programs which can be attended both in person or virtually on the 
Eurordis website. In particular the academy comprehends a Winter, Summer and Digital school and an 
ePAG Capacity-Building program. (Ferrer 2018; EURORDIS 2018) 
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From the case, we learn that along the continuum of increasing collectivity, a new 

user could be identified as a single individual benefitting from the outputs of 

research: the Patient Expert. Moreover, within the user-control level of 

involvement, we identify online survey as the specific activity to drive the 

research.   

4.1.2.  EunetHTA Case  

“Empowerment is the second pillar of user involvement in research for medicine 

development. […]  For this reason, we create a core academy on the regulatory 

process and HTA, to give patients and patient organizations the tools and 

knowledge to be able to advocate for themselves” 

(Ferrer 2018) 

HTA agencies have been established to analyze the costs and the benefits of new 

medicines and treatments or new healthcare technology, and ultimately to 

formulate safe and effective health policies that are patient-focused and seek to 

achieve best value. The European network for HTA - EUnetHTA – was born with 

the aim to connect public national health technology assessment (HTA) agencies 

with research institutions and patient organization, enabling an effective exchange 

of information and support to policy decisions. HTA is an ‘evidence-based’ process 

and as such can benefit from the experiential evidence provided by patients and 

their representatives in terms of insights about the benefits or unwanted effects of 

an healthcare technology, the outcomes that matter the most to them and how 

their condition impacts their quality of life and work.  Some pilot studies have 

taken place with the involvement of patient associations, EMA 6  members, 

representatives of industries of medical devices and diagnostic technologies and 

                                                        
6 EMA stands for European Medicines Agency. It is the agency that in the European Union is responsible 
for the supervision and safety monitoring of medicines. Among its user involvement initiatives, it 
established the Patients' and Consumers' Working Party (PCWP) in 2006. (EMA, 2018) 
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payers as Health Insurance Organizations. For each assessment, patient 

associations have the opportunity to present their HTA experiences in panel 

discussions and to be introduced to the main HTA assessment tools. In these 

discussions, they may be called as consultants to describe the reported effects a 

drug has on daily life and how its side effects may be so severe that the patient 

rather prefers to bear natural symptoms than following the prescribed treatment. 

They may also be asked to collaborate by providing written evidence with answers 

to a set of questions regarding their contribution, their experience with the illness 

and the impact of the technology. In these panels, industry representatives may 

also participate to start an early dialogue on the necessary data and information 

that need to be provided in the medicine development process, collecting 

suggestion both from patient organizations and regulatory bodies. Of course, 

through these mechanisms patient organization meaningfully contribute in the 

infancy of the process as they aim at receiving inputs for healthcare policy-making 

and streamlining the process, making it shorter and more effective. 

The case identifies “Patient Associations” as users of the research; they fall into the 

category of user groups presented in the literature that entails a higher collectivity 

along the continuum. In addition, the case brings insight on a novel mechanism to 

consult users: panel discussions.    

4.1.3.  CLAHRC West Midlands Case 

The Universities of Birmingham, Warwick, and Keele, together with some 

healthcare organizations partner up into the Collaborations For Leadership In 

Applied Health Research and Care, a five-year programme funded by the NIHR, for 

enhancing applied health research and including patient perspective in the process. 

The CLAHRC conducts research in a wide range of healthcare fields, spanning from 
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Young Mental Health, to Maternity, Child Health and Chronic Diseases among 

others. (CLAHRC WM 2018)  

Among their initiatives aimed at disseminating results into the healthcare field and 

society in general, the project “Brokering Innovation Through Evidence” (BITEs) is 

intended to provide good quality summaries of research findings and publications 

using plain English language. A BITE of a publication consists of some main aspects: 

the objective of the study and the question being investigated, an overview of 

previous research on the topic, a focus on the methodology and the findings on the 

topic being examined, and finally some recommendations that could easily be put 

in practice by users. The importance of involving Patient Advisors in this approach 

clearly emerged during our interview with a PPIE7 Lead at CLAHRC WM. Indeed, 

according to her, the contribution of the advocates in the development and review 

of the summary helps the outcomes of the research to be explained 

comprehensively, especially avoiding words which are usually unknown and 

difficult for those who are not scientists. (Skrybant 2018). In line, the campaign 

“Make it clear”, launched by NHS8 in 2014, stress that a core aspect of research is 

that it should be easily read and understood by those who benefit from it (CLAHRC 

WM 2018).  

Here, no new user category is found as advocates are already mentioned as users 

in the literature. However, review of lay summaries emerges as an alternative 

activity through which users collaborate.  

 

                                                        
7 PPIE stands for Patient and Public Involvement and Engagement  
8 NHS stands for National Health Service and it includes a number of organizations with different roles, 
responsibilities and specialities. These organizations offer free services and support to patients and 
carers. In particular, in the last years it focused on patient and public participation as a means to 
improve all aspects of healthcare. (NHS 2018) 
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4.2. Redesigning the Framework 

We replicate the process we followed for these three cases to the whole sample of 

thirty case studies (See appendix 4 for Sample cases and brief description). 

Through the analysis of the sampled cases, we are able to identify new users that 

can be involved in the research process.  

▪ Patients, people who are affected or have been affected by a disease or 

injury; 

▪ Carers, people that live in close contact with patients, such as parents, 

siblings, other family members and friends; 

▪ Advocates, not experts in the healthcare sector, selected representatives of 

patients and caregivers; 

▪ Patient experts, patients or carers that received expert-level training in 

healthcare and have previously been involved in research (Rayner 2018; 

Kruger 2018; Price 2018);  

▪ Clinicians, people who provide some sort of care in a clinical setting, 

meaning not only physicians and specialists but also nurses, HCP assistants 

and pharmacists (Wildman 2018);  

▪ Patient associations, usually not-for-profit organizations that advocate for 

patient interest and needs (Ferrer 2018; Bedlington 2018);  

▪ Funds, charities, and academia, organizations that provide grants for health 

research projects and also associations that represent the community of 

researchers (Bonnevie 2018; Shah 2018; Rayner 2018);  

▪ Policy makers, governmental entities that actively propose and shape public 

policy (Ferrer 2018; Bedlington 2018); 

▪ Payers, financial intermediaries in the healthcare system such as public and 

private insurances (Ferrer 2018). 
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With this comprehensive overview of the stakeholders directly involved in the 

research process, we map them into the initial framework, obtaining two main 

agglomerates:  individuals and organizations. Among “individuals” are patients, 

patient experts, caregivers, advocates, and clinicians, whereas all other users can 

be classified as “organizations,” meaning patient associations, funds, policy-makers, 

and payers. However, when filling in the framework and classifying cases 

according to the involvement of either individuals or organizations, the process 

resulted not enough accurate and significant. From our interviews, we ascertain 

that a factor crucial for all is the level of expertise of the different users, which has 

been overlooked in designing the initial framework. Indeed patients, carers, and 

advocates are grouped with clinicians, even though their knowledge in the 

healthcare field is significantly different, and thus, their contribution to research. 

Patients, carers, and advocates, on the one hand, have an experiential knowledge 

related to the disease but no scientific knowledge. Clinicians, on the other hand, 

have an accredited background of scientific knowledge in healthcare. Accordingly, 

we rearrange the categorization of users based on their level of expertise into 

“laypeople” and “experts”. In the first category, we specifically refer to patients, 

carers, and advocates, who are clearly recognized as non-experts. In the second 

category, we consider patient experts, clinicians, patient associations, funds, 

policy-makers and payers, who present at least some expertise in the healthcare 

field and/or in health-related research.  

In line with the method followed for defining the users of health research, we 

detect the activities that describe how consultation, collaboration, and user-

control have been embraced. 

• Meetings, scheduled gathering between researchers and users for a focus 

interaction that can take place in person or through the web – e.g., 

conference calls (Wildman 2018; Lundemark Jensen 2018); 
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• Completion of surveys, users are asked to answer some open and/or closed 

questions, and this activity can be performed both using written forms or 

online forms (Courbier 2018; Rayner 2018); 

• Roundtables and conferences, events on a specific topic to be discussed and 

debated among users on an equal footing (Vestergaard Andersen 2018; 

Bedlington 2018); 

• Steering groups, committees, and panels, gathering of experts and lay 

members who manage the research study and ensures that the protocols 

are followed (Shah 2018; Harmston 2018; De Wit 2018). These can also 

happen virtually, allowing engagement from remote locations (Ferrer 2018); 

• Focus groups, planned discussions that are intended to elicit the 

perspective of a restricted group of users about a specific topic or area of 

interest (Rayner 2018; Vestergaard Andersen 2018); 

• Workshops, sessions of practical work in which a group of users is engaged 

in intensive discussion and provided with tools to explore new aspects of a 

phenomenon (Ferrer 2018; Shah 2018; Price 2018); 

• Survey design, development of questionnaires for collecting information or 

data reported by the community in order to raise interest on a topic 

(Rayner 2018); 

• Co-interview sessions, users run interviews by asking questions to other 

stakeholders and then codify the obtained results (Worth 2018); 

▪ Summary of publications, lay review of published research to sum up 

results in a plain language (Skrybant 2018). 

By analyzing all the identified activities and looking for a pattern of association 

between the levels of involvement and the specific activities, no significant result 

emerges. Among all the mechanisms observed, only “meetings” between laypeople, 

experts and researchers are a diffused practice at consultation and collaboration 
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levels of involvement and at early and middle stages of the research process. This 

explains why there is no value in providing a further classification of the levels of 

involvement in the redesigned framework, as they do not correspond to the 

mechanisms used. However, as the evidence from case studies confirms, the 

patterns emerging from the theory, consultation, collaboration, and user-control, 

are maintained as the three categories of HOWs and represented in the final 

framework. 

We apply the same approach for the analysis of user involvement in the different 

stages of research. Here the stages that emerge from the cases are:  

• Priority setting, phase for the identification of needs and topics to be further 

researched (De Wit 2018; Shah 2018; Kruger 2018; Ferrer 2018); 

• Study design, phase for planning the research and definition of operational 

activities to be carried out along the process (Rayner 2018; Worth 2018); 

• Grants application, phase for the completion and review of an application 

form to receive funding from either profit or non-profit institutions (Rayner 

2018; Bonnevie 2018; Shah 2018); 

• Data collection and analysis, phase for the gathering of data and information 

which will serve as evidence of the final results (Wildman 2018; Courbier 

2018; Worth 2018); 

• Dissemination of results, phase for facilitating the diffusion of scientific 

publications, and thus the literacy of a wider audience of users (Price 2018; 

Skrybant 2018); 

• Evaluation of impacts, phase for measuring the benefits and drawbacks to 

enhance future research with user involvement (Wildman 2018; Shah 2018) 

Here, we redesign the framework in such a way that each criterion could best fit 

the emerged characteristics, and the sample cases could be allocated to a specific 

quadrant. To do so, we convert the three-dimensional Cartesian plane into a 
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matrix so that we could visualize all the stages in parallel and replicate the two 

groups of users for each stage. On the side, the degrees of involvement cross each 

stage and group of users generating eighteen quadrants.  

  



60 
 

Figure 3. Redesign of three-dimensional framework - Source: own creation
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4.3. Evaluation of Impacts  

As mentioned in the list of research stages emerging from the cases, a new step is the 

evaluation of impacts on research. Collecting evidence and records of short and long-

term impacts is critical for future research (Hayes, Buckland, and Tarpey 2012). 

Although the relevance of this phase has been widely recognized, the evidence on how 

involvement makes a difference to research and the people involved is still relatively 

weak. As described in our literature review, we consider as relevant the model 

developed by Bonney et al. (2009), that distinguishes two measures of impacts: 

measures of scientific literacy and measures of scientific contribution. Relying on this 

theory, for each case, we investigate the perspective of the interviewee on the impacts 

of the phenomenon in general and with biased questions on these two types of 

measures. Moreover, we look for evidence on new assessment tools or models of 

impacts measurement. 

For what concerns measures of scientific literacy, our sample cases support the 

theory-based measures of improved participants understanding of scientific content 

and process and better attitudes toward collaboration both from researcher and user 

side. On the one hand, attending training sessions, laypeople have the opportunity to 

enhance their knowledge about clinical trials methodology, clinical research, ethics in 

medicines development, regulatory affairs, health technology assessment and 

marketing authorization (Ferrer 2018). On the other hand, when participating in 

meetings, researchers learn how to listen to their stories and how their experiential 

knowledge could help to distill elements of the disease that are new to all. However, 

what one of our interviewees reports is that usually:  
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“Researchers have big resistance to change and to accept their involvement, 

especially as they want to see the evidence and successful outcomes, first, and then 

can start patient involvement.” 

(De Wit 2018)  

Moreover, some researchers reported that working with laypeople has given them a 

better understanding of issues that matter to the people who are affected and those 

who are closed to them. For instance, at EURORDIS, they recognize that: 

 “The opportunity to have patients and carers in the room is already an 

achievement as the conversation would have been different if only scientists were 

involved, probably it would have gone on more technical terms.” 

(Ferrer 2018) 

Including laypeople, as members with equal recognition but different expertise, 

allows to represent the expertise of the community to which they belong, ensures 

better quality and more relevant research questions, which in turn, direct research 

towards solutions that fit best with user needs. Even at DIABETES UK, they started to 

look at impacts and the effects that involvement has on the research. Our interviewee 

believes that: 

 “The interaction between patients and their representatives on one side and 

researchers on the other, started to change the culture of the research committee 

members as they really started to clotting out in the analysis and pay more 

attention to better describing what is the project, what are the objectives, what are 

the benefits, making it more understandable for an untrained audience.”  

(Shah 2018)  

Hence, by involving patients and their representatives and understanding their needs 

and priorities, it could be possible to make research efforts more effective and give 
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users the opportunity to gain new skills and knowledge, increase self-confidence, and 

gain satisfaction from making a difference.  

These insights are the basis for a new type of measure, that could be classified within 

scientific literacy measures: quality of research. Many support that the quality of 

research is higher when involving patients and the directly affected, as researchers 

realize that the experiential knowledge of laypeople differs from their textbook 

knowledge of the condition. Researchers can, therefore, exploit the valuable insights 

brought by laypeople to produce better studies and avoid pitfalls.  

“Most clinical trials do not get to the minimum number of participants, which 

represents a big waste of money in research. This could be easily avoided by 

listening to patients to understand how to promote the study, make it more 

relevant and attractive.”  

(De Wit 2018) 

Despite all, when looking at measures of scientific literacy, what our interviewee has 

been noticing is that regardless of an increase in the quality of research and in the 

development of orphan medicines and treatments that solve the real needs of people 

affected by rare diseases, the number of medicines approved per years remains 

almost constant. (Ferrer 2018) Furthermore, among measures of scientific literacy, no 

evidence, however, has been found for the duration of involvement by project 

participants and increased numbers of participant visits to project Web site. 

In regards to measures of scientific contribution the likelihood of receiving research 

funds emerges both from the literature and the cases. According to many of our 

interviewees, as the UK NIHR started to require researchers to demonstrate how 

laypeople are actively involved in all the stages in the research process, and in 

particular, in the design and development of the grant application, the topic gained a 

certain relevance. Indeed, there is proof that the number of funding institutes with 
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interest in projects that involve patients and carers, has increased (De Wit 2018). For 

instance, DIABETES UK, alongside other major funders, starts to require evidence of 

patient and public involvement in the planning, design, implementation, management, 

and dissemination of the research it funds. In each grant application, researchers need 

to provide evidence of involvement, meaning activities where laypeople comment and 

help with the development of the grant application but also in the identification of 

research priorities relevant to an health condition. (Shah 2018) Moreover, the 

number of big projects on patient and public involvement has increased as well. A 

higher number of European disease-specific organizations and national patient 

coalitions are joining EPF9 with initiatives having laypeople empowerment as a 

thematic pillar. The same outcomes are reported by other initiatives within Horizon 

2020, sponsored by the European Commission. (Bedlington 2018) Within scientific 

contribution metrics, we also find proof of publications and citations. Although 

publications are mentioned as a new way of evaluating user involvement, no data is 

collected regarding the number of papers published and cited, and whether these 

were available in peer-reviewed journals and accredited journals. 

Apart from measures falling in scientific contribution and scientific literacy, we 

identify a new category: measures of quality of life and practice improvement. An 

implication common to all or most of our sampled cases is better health services, 

meaning improved care and treatment, and enhanced patients’ quality and length of 

life. A noteworthy example is CFHealthHub, in which researchers, working with 

patients, their representatives, and clinicians, have designed a framework that aims to 

change the behaviour of people with CF by providing personalized tools that support 

self-management. To measure the impacts and the effectiveness of this new approach 

                                                        
9 EPF stands for European Patients’ Forum, which works with patients’ groups in public health and health 
advocacy within the European Union. Their objective is to ensure access to high-quality and patient-
centered healthcare to all patients with chronic conditions. (EPF 2018) 
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they started a pilot study which demonstrates that in the intervention group, the 

adherence to medication improved and was sustained. Moreover, they find out that 

with continuous involvement of patients, they started to feel more engaged with their 

treatment, and be more willing to accept hospital treatments and preventive 

treatments. This proves to have benefits not only in terms of the health condition of 

people affected by the disease but also to potentially impact the entire healthcare 

system in terms of cost savings. This is due to the fact that people with CF who do not 

adhere to their medication, cost the healthcare system significantly more than those 

who do, with most of the additional cost coming as a result of unscheduled emergency 

care and hospital admissions. Adherence, therefore, will reduce the phenomenon and 

increase savings. Many researchers, therefore, are choosing to engage with laypeople 

to improve methodology and research outcomes, to improve the reliability of the 

results and to acknowledge the fact that they should have a say in health research 

when decisions are made on areas that will impact on their daily life. (Wildman, 2018) 

5. Discussion 

This section aims to highlight the major findings deriving from the framework 

redesign and the case analysis. To answer the first sub-question, we comment upon 

the users, mechanisms and stages identified and explain the implications deriving 

from their cross-analysis. For the second question, we focus on impacts to portrait the 

current status of efforts to measure them and to understand the reasons why a 

widely-agreed set has not been developed yet.  

5.1. New Perspective on User Involvement Criteria 

Here, we recall the list of users presented in the analysis to understand and explain 

how they benefit from research, meaning the reason why they are included in the 

framework as “users”. Patients and expert patients can provide good insights to 
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research given their day-to-day experience with the disease. They differ from each 

other because of their level of knowledge and expertise in research involvement. 

However, they benefit from research similarly, as scientific advancements have the 

potential to improve their lives. As already proved by the current literature, close to 

patients we find carers, who are usually members of the family or friends. Therefore, 

they are directly affected by the findings of healthcare research because of their 

relationship with the patient. Advocates represent the interest of a group of patients 

and carers and commonly belong to one of those groups themselves. Thus they have a 

stake in research outcomes. Clinicians are considered here because scientific 

advancements directly impact their work and possibly introduce novel solutions for 

treatments that could help them in their practice. Patient associations, as 

organizations highly recognized at the European or National level, are considered as 

users as they benefit from the research for their intrinsic purpose and for their intent 

to spread the findings among members. Funds, as well, can be included as users, as 

they are moved from the desire of fostering scientific advancement and benefit the 

society as a whole. Policy-makers’ interest in research is mainly driven by their role in 

administering public money, and therefore, they should craft legislation and invest, 

considering the needs and interests of citizens and other users as top priorities. 

Through our case studies, we also investigate the mechanisms used to involve users 

and narrow down the focus on the specific activities in which they participate. Among 

the ones identified, some require in-person interactions, while others the use of 

online tools. In particular, according to our interviewees, current technologies have a 

great potential in the endorsement of user involvement practices. This because a 

greater number of people can be reached with the use of the internet, engaging with 

users in remote locations that can still provide meaningful insights to research. These 

tools, indeed, provide the possibility of spreading questionnaires via social media and 
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proprietary websites, and the opportunity to engage users through increasingly 

common practices as webinars and virtual conferences. (Courbier 2018; Shah 2018) 

Moreover, for those diseases such as CF, where it is not possible for patients to meet 

in person due to the risk of cross-infection, such mechanisms allow users to 

participate in research and still make their voice heard (Rayner 2018). An essential 

advantage of adopting these methods builds on their low cost and high accessibility to 

everyone. What it is important to understand, here, is that laypeople are usually 

volunteering in research, and therefore, travel expenses might be hardly affordable 

and not always refunded10 (Harmston 2018). 

Considering these criteria altogether, here, we discuss their relationships emerging 

from the new framework representation. We observe that laypeople are significantly 

involved at levels of consultation and collaboration and especially at early stages. 

Indeed, the three quadrants matching the involvement of laypeople at user-control 

level in all the three stages of the research process are empty. These white spots 

suggest that despite a movement toward a higher control in terms of empowerment 

and participation in their own health, non-experts are still far from taking ownership 

of it. The process is still scientific-driven as researchers are in the driving seat and 

thus, direct most of the decision-making process (Wildman 2018). Indeed, according 

to our interviewees, it is difficult to involve people who do not have any level of 

scientific expertise, and being trained and prepared for involvement in research is a 

crucial factor for a successful and meaningful involvement (Kruger 2018). 

Unfortunately, it is not always happening that laypeople get trained, and for them it is 

quite problematic to participate in research considering the effort required 

                                                        
10 NHS England set a policy to support Patient and Public Voice (PPV) in England that establish to 
reimburse expenses to patients and their representatives and in some cases to offer them a payment for 
their involvement. Their objective is to remove those financial barriers that could represent a source of 
discouragement for their participation. Among these: travel, accommodation, subsistence, assistance 
animals, and office supplies. (NHS England 2017) 
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(Harmston 2018). Hence, either their voice has not been taken into consideration at 

all, or they have been barely consulted, always being the subject of the research rather 

than playing an active role (Kruger 2018). This has recently started to change, and 

some European patient organizations and National Charities - such as EUPATI11, EPF, 

EURORDIS or CF Trust in UK - developed training programs targeted to laypeople 

with a particular interest in being actively involved in research and development. By 

attending these initiatives, laypeople have the opportunity to develop some skills and 

knowledge in science, and from being just patients, they become expert patients. For 

instance, EURORDIS every year organizes a Summer, a Winter and a Digital School12 

on scientific innovation, research approaches and translational research. As such, they 

can have consistent roles at committees, provide meaningful insights about their 

disease and also ideas to be further examined and considered during all stages of 

research. Patient experts have a delicate role, as they should be able to see both 

patient side and scientist side of the research. (Kruger 2018; Rayner 2018)   From our 

framework, indeed, emerges that experts, on the contrary, are mostly involved at 

collaboration and user-control levels. Their lack of involvement at consultation in the 

middle and late stages of the research process constitutes two more white spots. 

There is a direct link between these two and the ones previously described as they all 

stress the power of experts, which are rarely the passive subject but rather the 

leading forces of research.  

Another finding resulting from the framework visualization is that, contrary to what 

the theory states, the stage of priority setting is not univocally associated to 

consultation as degree of involvement. Cases that fall in the quadrant “laypeople – 

collaboration – early” among which DIABETES UK, OMERACT, and PSP in CF, prove 
                                                        
11 EUPATI stands for European Patient Academy on Therapeutic Innovation. It is powered by the 
Innovative Medicines Initiative and its main objective is to promote patient and public involvement in and 
understanding of the medicine development process. (EUPATI 2018) 
12 These are examples of open education which, as mentioned in the literature, is a component of open 
science.  
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that priority setting requires a greater involvement than consultation. Indeed, 

according to the standards set by the James Lind Alliance13, the stage of priority 

setting requires users to engage online multiple times to propose topics and research 

questions, and thus be active collaborators rather than mere consultants. Therefore, 

patients, carers, and clinicians are brought together to identify treatment 

uncertainties - issues that cannot be solved by existing research - jointly prioritize 

identified uncertainties and cooperatively shape the health research agenda. (James 

Lind Alliance 2016)  

From our case analysis, we found proof of user involvement in all the stages of a 

typical scientific process from research design, to data collection and analysis, and 

dissemination of result. As presented in the literature review and confirmed by the 

above example of the James Lind Alliance, there is evidence of involvement also in a 

new early stage of the research process: priority setting. However, no evidence is 

found regarding the involvement in the new late stage of impacts evaluation. Motives 

related to the infancy of the phenomenon, the lack of literature and of tangible and 

widely-agreed measures that will be further discussed in the next section, elucidate 

why this is not considered a stage for and with user involvement yet. 

Below we explicit further takeaways that guide us toward a better understanding of 

how user involvement is changing the health research. From the cases, it emerges that 

the initiatives of user involvement are predominantly related to applied and clinical 

research, rather than to basic research. Few insights on this type of research have 

been found; within our sample, although we present only one case of involvement in 

basic research, which is from the Danish Heart Foundation. As our interviewee 

explains, they recently have increased efforts aimed at involving patients and carers 

                                                        
13 James Lind Alliance is a non-profit making initiative that aims at involving patients, carers and clinicians 
in what is called: Priority Setting Partnerships (PSPs). The aim is to define and prioritize a top list of 
unanswered questions regarding the implications of treatments. (James Lind Alliance 2018) 
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in research on cells and animals, to understand the causes that generate 

cardiovascular disorders. However, “it is still a long way to go” (Vestergaard Andersen 

2018) given to a number of obstacles: the approval of the project from the board; the 

difficulty to design and define appropriate methods for users to effectively collaborate 

together with scientists; and the understanding of potential benefits coming from 

their involvement (Vestergaard Andersen 2018). Accordingly, when asked about the 

reason of scarce or no user involvement in basic research, other interviewees present 

the lack of extensive knowledge on how to conduct this kind of research as the main 

argument. For instance, among their activities at the Velux Foundations, they 

systematically provide funds for research in ophthalmology and require the 

involvement of users in applied research. However, they have a different approach to 

basic research:  

“Users can be involved in anything that is not basic research. In most cases, it 

makes no sense to involve users, take, for example, studies in which the major part 

is to conduct in vitro experiments. In this situation, the value added by user can be 

very little.”  

(Bonnevie 2018) 

Nevertheless, this type of involvement depends on the specific study being conducted. 

From their point of view, some potential may exist in involving HCPs in setting the 

priorities for basic research, but this has not been confirmed yet. In this regard, from 

our perspective, not only patients and clinicians but funds, as well, are potential users 

of research. Although their role in basic research could be marginal in terms of the 

practical study of cell and animals, they represent a powerful stakeholder from the 

inception, by enabling the research, to the end by promoting its relevance on a larger 

scale.   
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An additional result pointed out by our sample is the relevance that the phenomenon 

is gaining at the European and National level. At the European level, some major 

organizations are starting to drive the change and working towards the design of 

some guidelines and best practices to involve users in health research.  The 

achievement of a real collaboration would mean that each stakeholder is given the 

opportunity to provide meaningful contributions and enrich the perspective on the 

topic being studied, indeed “this is a real paradigm shift” (Kruger 2018). In this regard, 

EUPATI has been investigating this inclusive approach and developing some guiding 

principles. They demonstrate that the involvement of users such as patients, carers 

and clinicians with universities, regulatory authorities and health technology 

assessment bodies, brings valuable insights to research, and creates mutual trust 

among stakeholders in the healthcare field. For instance, they see the potential to 

involve users at all stages of the Health Technology Assessment and for this reason 

launched the EunetHTA initiative (Ferrer 2018). 

At national level, the United Kingdom, among all the European countries, is the Nation 

that is fostering this phenomenon the most. This is confirmed by our sample as the 

majority of projects is UK-based. As a matter of fact, many advancements are driven 

by the NHS and NIHR that developed and fund some major initiatives which represent 

a recurring pattern across all the UK cases examined. For instance, INVOLVE14 

partnering up with international, national, devolved and local organizations created a 

network around patients and carers involvement in research that today, represents a 

point of reference around Europe. Indeed, they are formulating a set of standards and 

guidelines to acknowledge best practices in this field. (Rayner 2018; Worth 2018; 

Price 2018; Harmston 2018) 

                                                        
14INVOLVE is a governmental funded program among the few worldwide, that aims at advancing public 
involvement at all stages of the research process by facilitating partnerships and defining standards 
(INVOLVE 2018) 
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Remarkably, all these initiatives address patients and “the public” as primary users, 

referring to patient’s family members and friends. While we present a broader 

spectrum of users involved in research, Patient and Public Involvement (PPI) resulted 

a more common policy description of the phenomenon. Most of our interviewees, 

indeed, directly referred to patients or carers when asked about the main 

stakeholders that were starting to be involved in research. Only through biased 

questions, we receive further information concerning users as healthcare 

professionals, policy-makers, and funds.  

In this regard, what emerges from our sample is that patients and patient 

representatives are showing a very strong commitment towards achieving results and 

a remarkable motivation in being involved and contributing. Each patient is realizing 

that they may all have different priorities, acceptance of the diverse levels of efficacy 

or side effects and only by sharing them they may receive personalized care. Patients, 

indeed, seem to be more willing to talk about their experience, knowing that it can be 

extremely helpful in ensuring that research focuses on and finds solutions to real 

problems, which will ultimately bring benefits to the patient community itself. Hence, 

the reason of the specific involvement of these groups of users is due to the trending 

concept of patient-centricity or patient-centered healthcare, which not only takes into 

consideration the disease but the patient’s experience of it.  

“Only a patient truly understands what it is like to be a patient.”  

(Bedlington 2018)  

Thus, their experiential knowledge is a value added to research, because it provides 

unknown perspectives to researchers.  

“Unless we say to researchers what the problem is, how would they know it? They 

would be resolving the wrong problems.”  

(Rayners 2018) 
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5.2. Acknowledging the Need for Impact Measures 

User involvement is becoming an integral part of healthcare, with its emphasis on 

empowering individuals and organizations in shaping and conducting the healthcare 

research process. Among the aims of this thesis, there is the identification of the 

reason why no common measures of the impacts of user involvement on researcher’s 

communities, directly affected people, and the healthcare system have been 

established. Indeed, as already mentioned in the literature review a more extensive 

evidence base needs to be developed to persuade the world to give greater voice to 

users when making decisions that directly affect them. To do so, we direct our 

analysis to understand how our interviewees conceptualize and measure in practice 

user involvement. 

As explained in the analysis, for each case, we investigate the perspective on the 

impacts of the phenomenon in general and with biased questions. When answering to 

general inquiries, most of the interviewees report being unable to provide data on 

impacts apart from broad improvements attributed to user involvement. Indeed, they 

usually provide little description about how much influence and impact this had on 

users and the research process itself. Many convey that either they are very early on 

the journey of patient and public involvement as they have just started to look at 

impacts and the effects that involvement has, or that there is the intention to collect 

impacts, but it is difficult to set parameters. They also justify their inability to provide 

an answer by referring to the recognized deficiency of validated and reliable 

measurements for capturing the impacts of user involvement. (Ferrer 2018; Shah 

2018) However, some of our interviewees report to general inquiries impacts in 

terms of better understanding of the scientific process and content and a better 

attitude towards collaborative science both from researchers and user side. 

Surprisingly, we receive more detailed and exhaustive answers when proceeding with 
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specific questions based on the measures of scientific contribution. Many 

interviewees claim that the likelihood of receiving research funds is a major 

implication of user involvement. This because some governmental bodies at the 

European and National level, are fostering research with user involvement, by 

requiring evidence of active participation in the entire process. Researchers need to 

describe the health problem they want to address, the impact on patients, carers and 

the health system as a whole, quantifying the potential benefits, where possible. 

(Ferrer 2018) However, only a few of our interviewees are able to quantify tangible 

benefits, which as mentioned before, refer to cost savings for the healthcare system 

and better health conditions for patients. Despite the boost from governmental bodies 

in supporting this kind of projects, for some researchers, this cannot be considered as 

an impact as they are not given anything other than very small amounts that cover 

expenses neither for training nor equipment.  

“The money allocated for patient and public involvement is very small, so if we look 

at the statistics, it seems to be less than 3% of what would cost to run the 

research.”  

(Price 2018) 

Therefore, the final perception is that grants may impact the likelihood of initiating 

research with user involvement, but actually, are still far from having an impact on 

the research results that will benefit health and social care.  

Another measure of greater knowledge in the scientific field is related to publications: 

 “The movement to more publications is really new. When we started with 

publications on patient involvement and with the aim to measure through 

literature review how much patient involvement was going on, we got 0%, but now, 

after a couple of years, it is around 10% or even more.” 

(Price 2018)  



75 
 

The movement, therefore, is really slow in terms of impacts and from the perspective 

of our interviewee maybe not the most accurate way to assess them (Price 2018). 

Strictly related to publications, are citations. From the analysis of our cases, the 

measure is not significant for most of our interviewees. However, two contrasting 

positions may suggest that further research should be carried out on the issue. From 

the perspective of a patient expert, among all the impacts of the phenomenon, 

citations are not the most relevant (De Wit 2018). However, when talking to an 

advocate and scientist in biochemistry, citations emerge as one of the only observed 

metrics. She stresses the relevance of being cited on three patient involvement papers 

this year, one which has recently been published and the others which are currently 

under review (Harmston 2018).   

Considering all the cases together, we observe a lack of consistency in identifying a 

reliable set of impact measures. Even in the initiatives more prone to assess them, it is 

still difficult to have tangible measures. At DIABETES UK, since they observe a 

disconnection between the requirement for researchers to actively involve laypeople 

and the lack of guidance on how to do it properly, they formed a focus group. This 

involves grant holders, researchers, and lay members, with the aim to understand 

how their approach in the previous years affected users and the research, and what 

factors could help to build a better KPI system. However, they had only one round of it, 

and they cannot still see any result. The same applies to CFHealthHub where a first 

pilot study, previously described, demonstrates an improvement in treatment 

adherence, and a new pilot will have a year to run from April 2018 meaning that: 

“the answer to what is the impact on the system will come only then.”  

(Wildman 2018) 

Overall, the difficulty in defining what the impacts are can be attributed to limited 

evidence of the phenomenon and its dependence on the specific context, people, and 
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resources. Some forms of impact were relatively easy to detect such as the impact on 

the likelihood of receiving research grants and the improvement of patient experience 

with their health; however, most of the effects are still not quantifiable and unknown 

in the literature. Emphasis needs to be placed on the urgency of developing and 

establishing a widely-agreed set of criteria that can tangibly evaluate the efficacy of 

this phenomenon. These measures are necessary to learn more about what works for 

whom and how, and any harmful effects. Valuable information could emerge and be 

useful both for those new to the phenomenon and those who are already part of it, 

because they might value in different ways the different benefits of user involvement.   

6. Limitations and Further Research 

In this section we focus on the limitations of our thesis and highlight potential areas 

for future research, that should be investigated in order to examine the multiple facets 

of the phenomenon of user involvement in health research. 

A first limitation of this study regards the classification of the cases within our 

framework. When running interviews, we observe a pattern in receiving more 

detailed information regarding involvement at early stages. Although most of our 

referees reported personal experience or projects of involvement also in middle and 

late stages, when asked to describe them, they uncover only fragmented evidence. No 

much input is provided on activities to involve users in data collection, analysis, and 

dissemination. Therefore, the lack of such data may affect the categorization of some 

cases that would otherwise belong to a different quadrant. Hence, further research 

should address the causes of such dearth and the strategies to boost active 

engagement all along the research process.  

Secondly, according to the delimitations presented in the methodology, we exclude 

pharmaceutical companies from our sample and only look at non-corporate realities. 
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When shaping our framework, we consider pharmaceutical companies as leading 

stakeholders and also as primary users of health science research. Thus, here we face 

a trade-off: either we include them with the potential risk that their involvement 

would be intended to financially sponsor the project rather than to collaborate with 

other stakeholders on an equal footing; or we exclude them with the potential side 

effect of compromising our landscape assessment in terms of exhaustive variety of 

stakeholders, mechanisms, and stages. Hence, we decide to focus on non-profit 

initiatives even though some white spots in the presented framework might be 

attributed to the exclusion of projects supported and funded by pharma companies. 

We leave for future research the investigation of possible partnerships around user 

involvement between pharmaceutical companies and other stakeholders.  

As a further delimitation already presented in the methodology, the geographic area 

selected to investigate the phenomenon is the European region. In our first screening, 

we found many cases from the United States and Canada, which however have not 

been considered nor contacted due to the scope of our research. Given that the 

phenomenon seems more developed in those countries than in Europe, it would be 

interesting to consider how it is advancing there, compare it with the European 

landscape and understand if some best practices can be replicated.  

Furthermore, the decision of investigating the health research process may have 

reduced the likelihood of generalizing our results. As explained in the methodology, 

this specific field is marked by issues that may alter both the type of actors and the 

dynamics in which they are involved. This implies that our analysis is biased toward 

the characterization of the phenomenon in healthcare. Still, the framework has the 

potential to be applied to other settings as the high-level categories are broad enough 

to encompass users, mechanisms, and stages outside the studied context. As such, it 

would be important to conduct new studies to explore whether the developed 
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framework and the final categories are applicable across other scientific fields and 

which differences in terms of sub-categories would emerge. 

Overall, we define our sample as representative of the phenomenon, but due to all the 

above-mentioned limitations less exhaustive. This implies that our findings, although 

significant in their respect, might be considered not relevant enough for the 

formulation of a grounded theoretical framework. This mainly derives from the 

relatively small amount of cases analyzed in the larger European landscape, where the 

phenomenon is gaining emphasis and is still undergoing major changes. Therefore, 

would be interesting to test the framework on a wider sample as each category is built 

in such a way that any further result, if significant, can be added to offer a more 

comprehensive representation of the phenomenon.  

7. Conclusions 

Research underpins every step of the innovation cycle as well as the way innovation is 

organized. The professionalization of science over the past one-hundred-fifty years, 

however, raised such barriers that research and innovation struggled in delivering on 

the promise of smart, inclusive and sustainable solutions to major societal challenges. 

Today, to anticipate and assess societal expectations, research and innovation need to 

be based on a broader social consensus and thus a variety of pilot initiatives are taken 

on the interplay between science and society. Despite this widespread belief that 

research and innovation should be driven by a broader-based group of stakeholders 

who are more representative of the society, asymmetries still exist in the ways 

individuals interact with and access science. Inequalities in scientific and innovation 

outcomes emerge, and thus, an even more pressing need to promote transdisciplinary 

and multi-stakeholder approaches is felt at the European level. 
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As part of a vision of science and knowledge in a participatory society and in the 

health sciences, user involvement is gaining relevance due to the advantages coming 

from the unique perspectives and knowledge of each participant starting from the 

patient till patient organizations, advocates, clinicians and regulatory bodies. For 

many years, user involvement in health research was constrained to the participation 

of patient in clinical studies and trials as research subjects, clinicians in reporting 

treatment outcomes as research consultants and regulatory bodies in setting drugs 

market authorization as powerful decision-makers. Today, however, greater emphasis 

is placed on the role that users can and should have when involved in all aspects of 

research, from agenda setting, to study design, to outcomes dissemination. 

On this premise, we investigate the European landscape and find out that more and 

more people using health and social care are aware of and choose to contribute to 

research not only for defining priorities but also for validating the results of a project, 

identifying good practices, guidelines, and policy recommendations. We also observed 

that many initiatives for user involvement in health and social care research are 

already in place, and day-by-day they are generating changes within scientific health 

research. Hence, with an integrated framework we represent the users, the 

mechanisms and the stages of their involvement in the research process. 

Involvement in research has the potential to bring multiple stakeholders around 

major challenges related to health and social care. On equal footing, they can 

contribute to the process by providing their unique knowledge and experience that 

could help to improve the quality of research. Either being patients, their 

representatives, HCPs, and regulatory bodies, their insights are valuable to look at the 

problem from different perspectives and be able to reach novel outcomes. However, 

what emerges from our study is the relevance of the stakeholders’ expertise level in 

terms of health scientific knowledge and background in research. Their competency 
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level also affects the degree of involvement and the activities in which the different 

types of user are engaged. To be noticed is that patients, carers and advocates, who 

are characterized by high level of experiential knowledge related to the disease, but 

scarce know-how regarding health science and research, are more likely to be 

consulted or collaborate rather than drive the research themselves. On the contrary, 

experts are more inclined to take control and ownership of the research. 

Moreover, what we notice is that between these three degrees of involvement – 

collaboration, consultation, and user-control – and the activities through which users 

participate there is no significant association. This means that most of the 

mechanisms are not exclusive but rather apply to more than one level of involvement 

and stage of the research process. 

Lastly, our study confirms that no widely-agreed system for measuring user 

involvement impacts exists for the following reasons: it is still such a novel 

phenomenon that guidelines and standards are under development and new 

initiatives with very diverse characteristics launched at the European and national 

level. As a result, the boundaries of the phenomenon are so blurred that only a few 

efforts are in place to measure and evaluate the impacts that it generates on research. 

Few cases are trying to develop quantitative measures to strengthen the relevance of 

user involvement, but the results are not available yet. 

Overall, we learn that the user involvement paradigm shift is transforming the 

underlying dynamics of health research. The ferment that the phenomenon creates 

within the healthcare arena and the implications it has on different classes of 

stakeholders suggest that it has the potential for overcoming cultural barriers that 

usually hold back major change processes.   
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Appendices 

Appendix 1 – Interview template 

GENERIC INQUIRIES Expected 

answers 

New insights 

What do you mean by user involvement?     

 

What is the main driver that brought you to 

involve users/to get involved? 

  

INQUIRIES TOWARDS RQs Expected 

answers 

New insights 

Who 

What kinds of user are involved in research? 

Who are they? 

Optional 1: Do you involve only patients, or 

do you have ongoing initiatives to involve 

other users such as caregivers, associations, 

foundations, clinicians, regulatory bodies? 

Optional 2: Are other types of users involved 

in the initiatives you participate in?  

  

How 

Through which mechanisms/activities are 

users involved? What do they do in practice? 

Optional 1: Do you just consult them? Or do 

you co-develop the entire research process/a 

specific phase? To what extent user 

recommendations have been implemented? 

Optional 2: Have you been consulted or 

helped in developing the entire process/ a 

specific phase? 

 

  



92 
 

When 

In which stage are users engaged? 

Optional 1: Do you involve them in the design 

of the research study, in the collection and 

analysis of the data and/or in the discussion 

and dissemination of results?  

Why did you choose to involve them in that 

specific phase rather than in another one? 

Optional 2: Do you get involved at the 

beginning of the research, in the middle for 

collecting and analyzing data or later?  

  

Impact 

Do you believe that user contribution is 

relevant for health research? How do you 

measure it? 

Optional 1: Have those recommendations 

made a real difference in the lives of patients 

or in the way the research was carried out?  

Beyond these benefits, do you measure 

improvements in the amount of grants 

received/ publications on the topic/ novelty 

of results?  

Optional 2: Do you know if, within the 

initiatives you participate in, impacts are 

being assessed? In which way? From your 

side, how could impacts be measured? 

Optional 3: Why do you think there are not 

widely-agreed measures for assessing user 

involvement impacts? 

Optional 4: Where and how do you aim to 

proceed and apply user involvement 

practices in the future? 
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Appendix 2 – List of forty-five collected cases 

Case Name  Conctact 
First 
contact 

Interviewed 

NHS - Patient and Public 
involvement 

Rebecca Harmston LinkedIn Yes 

Outcome Measures in 
Rheumatology (OMERACT) 

Martin De Wit e-mail  Yes 

PatientsLikeMe Research team e-mail  No 

Cloudy with the chance of pain Research team e-mail  No 

Community Reporters: Bridging the 
Digital Gap 

Kate Holmes e-mail  No 

CFHealthHub 
Stephen Melia & 
Martin Wildman 

e-mail  Yes 

#BritainBreathing Andy Brass LinkedIn No 

EUPATI DK Brigitte Bruun LinkedIn No 

Danske patienter - ViBIS 
Helle Max Martin & 
Annemette 
Lundmark 

e-mail  Yes 

ORAL HEALTH IN PATIENTS WITH 
CROHN´S DISEASE 

Sara Szymanska LinkedIn No 

ULYKKESPATIENT FORENINGEN Sophie Ravn e-mail  No 

Scleroseforeningen - KosMuS 
Anders Enevold 
Grønlund 

e-mail  No 

Cystic Fibrosis Trust Oli Rayner LinkedIn Yes 

Generation R Jenny Preston LinkedIn No 

Rare Barometer Voices Sandra Courbier e-mail  Yes 

AUTISTICA - DISCOVER Abigail Thompson LinkedIn No 

DIABETES UK Kamini Shah e-mail  Yes 

Effects of Post-Traumatic Stress in 
people with a psychotic disorder 

Michelle Phillips e-mail  No 

RIGHT HERE Susan Blishen LinkedIn No 

Patient Public Involvement in 
Research - University of Edinburgh 

Allison Worth e-mail  Yes 

ClassPAL Lauren Sherar LinkedIn No 

EUPATI ITA Paola Kruger LinkedIn Yes 
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EUPATI DK second  Helle Hansen e-mail  No 

Research User Group - Patient 
public involvement engagement 

Laura Campbell e-mail  No 

ADIPSO - Ricerca Genetica Vincenza Diana LinkedIn No 

EURORDIS Elisa Ferrer e-mail  Yes 

HTA for solutions in chronic 
obstructive pulmonary disease 

Derek J Ward e-mail  No 

British Medical Journal - patient 
partnership 

Tessa Richards & 
Amy Price 

e-mail  Yes 

Tools2use Marieke Voshaar e-mail  No 

CLAHRC West Midlands 
Anne Marie Brennan 
- Magdalena 
Skrybant 

e-mail  Yes 

Sarcoma patients euronet  Roger Wilson  e-mail  No 

UCL Centre for Co-Production in 
Health Research 

Niccola Hutchinson 
Pascal 

e-mail  No 

UK Clinical Research Collaboration 
(UKCRC) 

Sophie Staniszewska e-mail No 

Living with and beyond cancer - 
National Cancer Research Institute 

Research team e-mail No 

PARKINSON’S UK Research team e-mail No 

Right people, right questions - 
McPin Foundation 

Lauren Evans e-mail No 

NICE - National Institute for health 
and care excellence 

Laura Weir e-mail No 

EPF European Patient Forum  Nicola Bedlington e-mail  Yes 

DeepMind Mustafa Suleyman e-mail  No 

The patients association Heather Eardley e-mail  No 

BTCure Research team e-mail  No 

EHR4CR Research team e-mail  No 

U-BIOPRED Research team e-mail  No 

The Velux Foundations Lise Bonnevie e-mail  Yes 

The Danish Heart Foundation 
Lisbeth Vestergaard 
Andersen 

e-mail  Yes 
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Appendix 3 – First and second cycle coding scheme 

 First Cycle  Second Cycle 

W
H

O
 

PATIENTS 

LAYPEOPLE CARERS 

ADVOCATES 

PATIENT EXPERT 

EXPERTS 

CLINICIANS 

PATIENT ASSOCIATIONS 

FUNDS 

PHARMA COMPANIES 

POLICY MAKERS 

PAYERS 

H
O

W
 

ADVICING IN MEETINGS 

CONSULTATION 
ANSWERING SURVEYS 

ADVICING IN ROUNDTABLES 

ADVICING IN COMMITTEES 

PARTICIPATING TO MEETINGS 

COLLABORATION 

PARTICIPATING TO STEERING GROUPS 

PARTICIPATING TO ADVISORY GROUPS 

ATTENDING FOCUS GROUPS 

VIRTUAL ADVISORY PANELS  

CO-INTERVIEWING & CODIFYING DATA 

SUMMARIZING PUBLICATIONS 

ATTENDING WORKSHOPS 

RUNNING WORKING GROUPS 

USER-CONROL 
DESIGNING SURVEYS 

DRIVING OPEN FORUMS 

DRIVING ROUNDTABLES 

W
H

E
N

 

IDENTIFICATION OF NEEDS 

EARLY STAGES 
PRIORITY SETTING 

RESEARCH DESIGN 

GRANT APPLICATION 

DATA COLLECTION 
MIDDLE STAGES 

DATA ANALYSIS 

DISSEMINATION OF RESULTS LATE STAGES 
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IM

P
A

C
T

 

BETTER UNDERSTANDING 
SCIENTIFIC LITERACY 

POSITIVE ATTITUDE 

PUBLICATIONS 

SCIENTIFIC 
CONTRIBUTION 

CITATIONS 

GRANTS 

NEW PROJECTS 

QUALITY OF LIFE 
IMPLEMENTATION 

HEALTH PRACTICES 
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Appendix 4 – Sample cases and brief description  

 

The NHS in the UK promotes a number of Patient and Public Involvement initiatives in research 

and among these the Patient and Public Voice Partner Programme. Through this, patient and 

patient representatives, who have the role of advocates, actively take part in committees and 

engage in collaborations with scientists, healthcare professionals, and other experts. During 

committees, all stakeholders equally contribute to understanding and setting research priorities 

which are considered relevant from their perspective.  

 

OMERACT (Outcome Measures in Rheumatology) is an independent initiative of HCPs interested 

in outcome measures in rheumatology, which begun separately in the USA and in Europe with the 

first conference held in Maastricht. It attempts to improve outcome measurement through the 

involvement of relevant stakeholder groups. In particular, patients and patient experts, clinicians, 

and pharmaceutical companies attend research meetings, scientific and business advisory groups 

and are involved in the definition and refinement of the study question, unmet needs and gap. 

Moreover, they can participate in the development of the overall research plan and review of 

results.  

 

The European League Against Rheumatism (EULAR) is a non-profit scientific and educational 

association representing the people with arthritis and rheumatism, clinicians and the scientific 

society of rheumatology. It recognizes the role of patients, patient experts and their 

representatives in participating in meeting with researchers. Within these, an open dialogue is 

promoted among participants for the development of recommendations for the diagnosis of 

rheumatic and musculoskeletal diseases. 

CASE 3 - Eular 

 

CASE 2 – OMERACT 

 

CASE 1 – Patient Voice Partner Programme 
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CFHealthHub is a digital tool that helps people with CF in the self-management of their 

treatments; it allows clinicians to track relevant information related to the patient adherence to 

treatments and foster their collaboration with researchers through meetings. Clinicians 

specifically contribute to data collection by completing surveys regarding the effectiveness of the 

system and the observed improvement on patients’ behavioural habits. At CFHealthHub a pilot 

study to monitor the economic benefits deriving from this involvement is now in place.  

 

ViBIS is the Danish Knowledge Center for User Involvement in Health Care and actively works to 

enhance user involvement in health research. Through their project, they facilitate patients, 

carers and clinicians’ involvement all along the research process. In particular, representatives of 

each group are involved in committees to plan research jointly and participate in the decision-

making process, in order to identify needs and priorities. 

 

Within ViBIS projects, some are specifically addressed to the patient, not collectively but 

individually. This allows the patient and the clinician to collaborate proactively towards 

treatments and practices that are designed for that particular patient. This process of co-decision 

empowers both parties, which should express their preferences, knowledge and reach an 

agreement considered satisfactory from both sides. Finally, patients are asked to answer a 

questionnaire, to understand the benefits they get from the treatment and Patient Reported 

Outcome data are collected, which can highlight some overlooked problems and help the 

improvement of further treatments.  

 

CASE 6 – Individual Treatment Danske Patienter 

 

CASE 5 – ViBIS 

 

CASE 4 – CFHealthHub 
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CF Trust UK is a charity that funds and fosters research about the disease of Cystic Fibrosis and 

related Clinical Trials. It ensures that needs and interests of CF community are taken into 

consideration. Through education and information, CF Trust empowers patients and encourages 

them to take part in research. Within this community, some expert patients are actively involved 

in research, start studies related to topics that are recognized as relevant by people with CF and 

have a leading role in grant applications.   

 

Among the initiatives of CF Trust UK, people with CF or their parents, who have no scientific 

training or experience – i.e., laypeople, liaise with researchers in focus groups and online forums. 

This activity is conducted to include their perspective and needs related to existing heavy 

treatment regimens and to shape the design of clinical trials by reviewing protocols and analysing 

the results of already completed trials. 

 

A James Lind Alliance Priority Setting Partnership project is realized for CF. People with CF and 

HCPs partner up to identify the top 10 priorities for clinical research in CF. Relevant research 

questions are proposed in two successive rounds of online surveys asking open questions. 

Subsequently, these are analysed by the research team and match with existing research gaps to 

exclude research questions which have been already answered. A final step consists of a 

prioritization survey, which is developed to select the 20 top priorities, and finally it these are 

discussed by laypeople and experts during workshops. 

 

 

CASE 9 – Priority Setting Partnership in CF 

 

CASE 8 – CF Clinical Trials 

 

CASE 7 – Cystic Fibrosis Trust UK 
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Rare Barometer Voices is a European funded programme aimed at collecting experiences related 

to rare diseases. People affected by rare diseases, their relatives and friends are asked to answer 

online surveys about the impact of rare diseases on their social and family life, as such they 

contribute to the data collection. The survey and the findings of the programme are translated 

into 26 different languages and spread across Europe, through the Internet and conferences. 

Many of their studies help policy-makers in understanding citizens needs when shaping 

legislation that regards people with rare diseases. 

 

The charity of Diabetes UK is dedicated to the diffusion of knowledge about different types of 

diabetes and the development of research related to this condition. A project of Priority Setting 

Partnership according to James Lind Alliance procedures is developed to understand the top 

priorities to be further investigated according to people with diabetes. With the aim of identifying 

the most important research questions for the diabetes community, a survey is conducted with a 

result of more than 8000 submissions. Among these responses, they detect 140 topics and 

proceed with a prioritization survey and obtain the top 10 list.  

 

Diabetes UK funds research to improve understanding of different types of diabetes. To consider 

the perspective of diabetes community in this part of the process, they set the Grant Advisory 

Panel formed by 15 patients and carers who discuss applications received, and the relevance of 

the topic. Their comments are then considered for the final decision of grants approval at the 

Research Committee. 

 

CASE 12 –Diabetes UK Grants 

 

CASE 11 – Patient Priorities at Diabetes UK 

 

CASE 10 – Rare Barometer Voices 
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The Clinical Research Facility is a unity within the University of Edinburgh dedicated to patient 

and public involvement and to study how this phenomenon can improve the quality of research. 

To achieve these purposes, they collaborate with patients, patient charities, and clinicians, 

through partnership approaches. These users are actively engaged at all stages of research from 

priority setting to dissemination. However, their major contribution is during data collection and 

data coding. Here they have the role of co-interviewers, analyse and codify the obtained 

responses.  

 

The Public Involvement Standards Development Partnership is a collaboration among NIHR and 

other governmental and non-governmental organizations in the UK. It aims at promoting Public 

involvement in the research prioritization process. Especially, they ensure that research is 

informed by public experience and insights and that people who directly benefit from research 

are involved in steering groups and committees.   

 

The Asthma UK charity promotes the involvement of people affected by asthma and parents of 

children with asthma through the Research and Policy volunteer programme. Patients and carers 

with a particular interest in health research are involved in setting the research priorities for the 

asthma community and take part into the Research Review Panel as lay reviewers to revise 

research applications and ensure that funds are given to research projects in line with the needs 

of someone living with the condition. Moreover, volunteers are engaged in the research design 

and share their perspective on how to improve the quality of asthma care.  

 

CASE 15 – Asthma UK Research Programme 

 

CASE 14 – PI Standards Development Partnership 

 

CASE 13 – Edinburgh Clinical Research Facility 
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The European Patient’s Academy on Therapeutic Innovation is a multi-stakeholder group which 

focuses on user involvement in research and development activities. In this regard, a major effort 

is aimed at educating laypeople to assume an active role and become patient experts. Indeed, 

people suffering from a disease or their family members are empowered stakeholders in research 

priority setting and entitled to provide their contribution to focus groups, meetings and ethics 

committees. 

 

The European Network for Health Technology Assessment EUnetHTA was created to stimulate 

scientific and technological cooperation for a unified approach to HTA at the European level. It 

promotes the involvement of patients, carers, clinicians, industry representatives, and payers. In 

particular, patients through a cross-work package task group are invited to define the relevant 

priorities for the development of procedures for HTA. They are also asked to collect data by 

answering a set of questions regarding their experience with the illness and the impact of the 

technology. Patients may also take part, together with regulatory bodies, to steering groups to 

advice industry representatives on the necessary data and information that need to be provided 

in the medicine development process. 

 

The Patients and Consumers Working Party is a platform established by the European Medicine 

Agency to mutually exchange information with patients and carers and develop discussions of 

issues that are relevant from both sides. In particular, these stakeholders are invited to share 

recommendation about medicines and treatments during their attendance in committees. 

 

CASE 18 – Patients and Consumers Working Party 

 

CASE 17 – EUnetHTA 

 

CASE 16 – EUPATI  
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The Mechanism of Coordinated Access to orphan medicinal products promoted by EURORDIS is a 

programme dedicated to finding innovative and sustainable solutions to provide access to orphan 

medicines for those patients with unmet clinical needs. Here a group of payors collaborates with 

companies at early stages of drug development and engages in an early dialogue about the final 

access of patients with rare diseases to these treatments.  

 

The European Reference Network (ERN) for Rare Diseases connect centres of expertise, HCPs, 

and laboratories across EU, and promote clinical excellence and patient involvement. Given the 

difficulties in rare disease diagnosis, they bring together into a network all specialist from 

different countries, who collaborate through virtual panels and discuss the cases with other 

experts. This aims at defining clinical needs that should be examined in research in order to speed 

up the diagnostic process for rare diseases. 

 

The European Patient Advocacy Group comprises patients, carers and their representatives who 

provide their point of view on ethical issues, such as the application of privacy rules on clinical 

data and information compliance. In particular, they ensure that the patient’s voice on these 

topics is taken into consideration in the ERNs Board and sub-clinical committees. In addition, 

ePAGs representatives advice on design, assessment, and evaluation of the ERN projects and the 

transparency of treatment options and quality of care.  

 

 

 

CASE 21 – ePAG 

 

CASE 20 – ERN for Rare Diseases 

 

CASE 19 – MoCA 
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BMJ is a medical journal publishing from medical education to clinical decision support and 

quality improvement to enhance decision-making and healthcare delivery. They launched a 

patient partner strategy to collaborate with patients and carers to enhance the quality of research. 

Here, users are involved through co-production model based on working groups, meetings and 

training sessions. As such, they have the possibility to strengthen their expertise in relation to the 

disease and acquire scientific knowledge, thus becoming patient experts and play a major role in 

the analysis of data, recruitment, co-presentation of results.  

 

The Collaboration for Leadership in Applied Health Research and Care in West Midlands is an 

initiative of the National Institute of Healthcare Research in the UK to create partnerships among 

users and researchers. Form a pilot project conducted in some regions of England the scope has 

been expanded, and more stakeholder engaged, thanks to governmental entities that push user 

engagement forward. Within CLAHRC, patients and patient advisors, meaning advocates, 

collaborate for the dissemination of research among the patient community, by explaining 

research outcomes in plain English and summing up the findings to make them readable by 

everyone even without specific knowledge. 

 

The European Patient Forum is a patient-led network intended to emphasize patient associations’ 

voice and interests in health research and policies across Europe. Back in 2014, they initiated the 

Patient Access Partnership to address the problem of unequal access to quality healthcare, by 

building a network among patient associations, the medical community, the industry and the 

European policy-makers. As a key actor in the network, they encourage all stakeholders to 

participate in discussions and conferences to create sustainable solutions and to complete 

surveys which allow them to map the access across the European Member States.  

CASE 24 – EPF Patient Access Partnership 

 

CASE 23 – CLAHRC West Midlands 

 

CASE 22 – British Medical Journal Patient Partnership 
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Within the European Patient Forum, some young patient representative from fifteen to twenty-

nine years old formed the Youth Group. These are people with chronic diseases coming from 

different European countries and have the role of advising about needs and priorities related to 

their conditions. In the project “Empathy” they took part to sessions of discussion and seminars to 

raise awareness about their day-to-day needs and the interests of the young community about 

health care research. 

 

The Advances in Small Trials dEsign for Regulatory Innovation and eXcellence (ASTERIX) is an EU 

funded project, aimed at designing clinical trials for rare diseases. One of the core activities in the 

project is the dissemination of trial results in plain language through information leaflets. Thus, 

the research team and the members of the Patient Think Tank who are representatives of major 

patient organizations translate the methodologies applied, the findings and benefits and 

drawbacks for patients to take part into specific trials and studies.  

 

Among the few organizations in Denmark who foster user involvement and empowerment of 

different types of users in research, the Velux Foundations invests in research in the fields of 

ophthalmology and gerontology, with a specific focus on those studies in which other users such 

as patients, carers, and clinicians are involved.  It represent a relevant player in the stage of grant 

application and in general in all early stages of research. 

 

 

CASE 27 – The Velux Foundations 

 

CASE 26 – ASTERIX 

 

CASE 25 – EPF EMPATHY 
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The “Songs and music as a communicative form of intervention in rehabilitation in connection 

with dementia” is one of the research studies granted by the Velux Foundation. This aims at 

stimulating elderly people affected by dementia, who are in caring centres through music and 

songs to express their needs, with the support of staff and clinicians. As such, a number of 

priorities emerge that are subsequently taken into consideration for future studies. 

 

The Danish Heart Foundation is the second largest disease-fighting organization in Denmark with 

143,200 members. They work with research in cardiovascular disease, prevention of heart 

disease and patient support. In collaboration with the University of Southern Denmark, they 

launched a series of symposium as an open and interactive conference involving patients and 

their representatives with the objective of integrating their views on the priorities to advance 

new treatments.  

 

Within the Danish Heart Foundation, a new area of interest in user involvement is basic research. 

A team of six/seven researchers is currently undertaking a project on cells and animals for 

cardiovascular research. Both patients and healthcare professionals are involved in testing some 

mechanism related to all cardiovascular diseases. 

 

 

CASE 30 – Basic Research at Danish Heart Foundation 

 

CASE 29 – The Danish Heart Foundation 

 

CASE 28 – Dementia Project at Velux 

 


