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ABSTRACT

Objectives To characterise Portuguese cancer-related
patient organisations and analyse their views, motivations
and experiences on patient involvement in cancer
research.

Design A multistakeholder group, comprising patient
representatives and researchers, codesigned a
questionnaire after a literature review, online sessions
and collaborative mind maps. In May 2021, a survey was
conducted among representatives of Portuguese cancer-
related patient organisations, focusing on four dimensions:
experience in cancer research; perception of its outcomes;
motivations and expectations on patient involvement in
research; and organisation characteristics.

Participants Twenty-seven representatives from
Portuguese cancer-related patient organisations
responded to the questionnaire, corresponding to a 64%
response rate.

Results Among the surveyed organisations, 26% have
participated in clinical studies. Their involvement occurred
in few stages of the research process and, mostly, with
low levels of engagement. They showed ‘great interest’

in participating in most research steps, although this is
not reflected in a high perception of influence over these
same steps. More than half claimed to have contributed
to the increase in patient recruitment and to a better
understanding of informed consent by patients involved.
Ensuring that research results are more aligned with the
true needs of patients is the greatest motivation. Also,

our results suggest that the organisation’s number of
employees and its integration into a European/International
network play a relevant role in patient involvement in
research.

Conclusions This study provides the first in-depth
characterisation of Portuguese cancer-related patient
organisations and their views, motivations and
experiences on patient involvement in cancer research.
Most importantly, this study revealed that most of these
organisations show great interest in being involved in
different R&D stages to ensure that research results are
aligned with patients’ needs. Their motivation should be
turned into greater and more meaningful involvement in
practice, so that the cancer community can benefit from
the outcomes of truly patient-centred research.

.! Sofia Crisdstomo
.6 André Valente’

;2% Tamara Milagre,*

STRENGTHS AND LIMITATIONS OF THIS STUDY

= A four-domain questionnaire was developed to
characterise Portuguese cancer-related patient
organisations and their views, motivations and ex-
periences regarding patient involvement in cancer
research.

= This research methodically investigates the level of
patient involvement in 16 R&D opportunities, going
beyond previous studies that mainly focus on iden-
tifying the presence or absence of patient involve-
ment through the R&D process.

= This study was a multistakeholder cocreation, hav-
ing been ideated, designed and conducted with and
for patients since the very beginning.

= Although there was a 64% response rate, the uni-
verse of cancer-related patient organisations in
Portugal is small, and the respondents’ number<30,
which may compromise the statistical significance
of the study, preventing from making broader
conclusions.

INTRODUCTION

In the early 1980s, people with HIV joined
voices and advocacy efforts to be involved
at all levels of decision-making that affected
them, from policy-making to research deci-
sions,?” including identification of gaps and
priorities, design, planning and conduct of
research itself, as well as decisions on access
to experimental medicines and subsequent
regulatory authorisation procedures.® This
call for meaningful involvement in decision-
making was institutionalised under the motto
‘nothing about us, without us’,> which was by
the same time also adopted by the disability
rights movement’ and some years later appro-
priated by social movements in other disease
areas, including cancer, Alzheimer disease,
mental health and many others. In a recent
Eurobarometer survey, ‘most respondents
agreed (61%) that involving nonscientists
in research and technological development
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ensures that science and technology respond to the
needs, values and expectations of society’.’

Patient involvement in research and care in general
is key to closing the gap between beliefs and perception
from researchers, care professionals and other decision-
makers and the true needs and preferences of those
affected.” By contributing to optimise research and care,
patient involvement leads to more successful responses
and consequently improved outcomes that matter and
make a difference to people, the so-called people-centred
research and care,'’ while strengthening health gover-
nance and responsiveness, and improving the quality
of decision-making and facilitating its implementation.
Patient organisations have been playing a key role in
giving voice to patients’ needs while building collabo-
rative networks between patient advocates, researchers,
clinicians and industry, and steering research and devel-
opment (R&D) activity, particularly in the context of rare
diseases.' ™"

Even though there has been an increased interest and
research on involvement frameworks and benefits, and
practical recommendations have been issued by various
stakeholders, patient involvement in clinical research is
notyet a standard, meaningful and systematic practice' >’
and several challenges are identified. There is a lack of
clarity of the concept of ‘patient involvement’, which
leads to challenges for operationalising and measuring
its impacts,”* and very often involvement is mostly done
through consultation, instead of direct engagement, bein
rarely extended to later stages of the R&D process.””
Matching patient advocates with research opportunities
for involvement is also challenging, particularly when
the dissemination of these opportunities is limited.*® *
Finally, there is a lack of or fragmented reporting and crit-
ical reflection on patient involvement activities,”” ** which
calls for more research that compares, contrasts and eval-
uates different patient involvement initiatives.*

To address this, on 13 October 2020, Germany, Portugal
and Slovenia (the trio Presidency of the Council of the
European Union, at the time) signed together the Furope:
Unite against Cancer declaration to join approaches on
strengthening cancer research in Europe and to ensure
that patient involvement becomes a standard practice.”
Moreover, fundamental principles for successful patient
involvement in cancer research were largely discussed
and determined, under a German Federal Ministry of
Education and Research initiative.”

Aligned with these initiatives and focused on the
Portuguese context as a pilot project, this study aims to
understand patient involvement in cancer research land-
scape and to identify existing good practices, as well as
opportunities and challenges for improvement from a
bottom-up perspective. Cancer-related patient organisa-
tions’ involvement at the different stages of medicines
R&D is characterised, based on opportunities for involve-
ment described in the roadmap proposed by Geissler et
al'* Organisations’ views, and motivations regarding
patient involvement in clinical research activities are

also analysed. Lastly, descriptive analysis of the Portu-
guese cancerrelated patient organisations is presented.
Previous works that analysed Portuguese patient organ-
isations’ missions, activities, perspectives and communi-
cation strategies on a large scale®™ ** did not present a
particular focus on cancerrelated patient organisations
neither a perspective on these organisation’s involvement
in research and are probably outdated in face of the
increasing interest and awareness on patient involvement
among patient organisations and other stakeholders.” *°

METHODS

In December 2020, encouraged by the Europe: Unite against
Cancer declaration, a multistakeholder collaborative group
with six people was put in place with both patient repre-
sentatives and researchers, aiming to develop and conduct
asurvey that would provide state-of-the-art information on
the opportunities and level of involvement in research of
cancerrelated patient organisations in Portugal, as well
as, to characterise these, identify their views, motivations
and experiences. The multistakeholder research team
included two patient advocates, one from EVITA Cancro
Hereditario (a patient organisation focused on hereditary
cancer) and another from Mais Participacao, Melhor Savide
(a community-based action-research collaborative plat-
form), as well as three researchers from Universidade NOVA
de Lisboa (NOVA School of Business and Economics and
the Portuguese National School of Public Health) and
one researcher from the Champalimaud Foundation. The
survey development timeline is presented in figure 1.

Questionnaire cocreation
Through the creation of an online collaborative mind
map, the work group identified the dimensions to be
considered in the survey, as well as the variables and indica-
tors to be included. Four main domains were consensually
selected by all group members: (1) experience in cancer
research; (2) perception of the outcomes of that experi-
ence; (3) motivations and perspectives on patient involve-
ment in cancer research; (4) organisation characteristics.
After several work sessions, the questionnaire structure
was agreed, as well as the questions and answer options
that would best allow to conduct the intended anal-
ysis. The questionnaire final version has 41 questions,
an approximate time of completion of 30min, and is
attached as a online supplemental files 1; 2 (questionnaire
Portuguese version and English translation files). Most of
the questions are closed-ended and multiple-choice ques-
tions. For questions about frequency, degree of influence
and interest, a four-point Likert scale was used to avoid a
neutral option. Open-ended questions are intended not
to limit the information collected and give the respon-
dents the opportunity to share their experience.

Categorisation of opportunities for patient involvement and patient
involvement level

In order to understand how Portuguese cancerrelated
patient organisations have been involved in research,
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Figure 1 Survey development timeline.

the roadmap for patient involvement in medicines R&D
proposed by Geissler et al'* was used as reference. This
roadmap categorises the R&D life cycle into 4 main
stages and highlights 16 specific opportunities for patient
involvement (table 1), requiring different levels of exper-
tise in the disease area. These opportunities were used to
identify those where the surveyed organisations may have
had experience with.

Moreover, within each R&D stage and for each specific
opportunity, the respondents were asked to rank their
highest level of involvement. For that purpose, a scale of
involvement was developed (table 2) based on the adap-
tation of the levels of involvement proposed in the Health

Ethics Evaluation
Approval

Apr 2021

Questionnaire
Validation

Apr 2021

Questionnaire
Distribution

May 2021

Canada Policy Toolkit for Public Involvement in Decision
Making.”’

Target sample and participants’ eligibility criteria

The study focused on representatives from cancer-related
patient organisations in Portugal as the target sample.
Identification of these organisations was primarily
conducted by the coauthor patient representative from
EVITA Cancro Hereditdrio, as there is currently no compre-
hensive public database of patient organisations in
Portugal. The initial list was supplemented through a
web search to identify new organisations and verify the
status of those believed to be inactive. The final sample

Table 1

Opportunities for patient involvement in medicines R&D adapted from Geissler et a

'* roadmap

R&D stage

Opportunities for patient involvement in medicines R&D

Research priorities

Research design and
planning

Identification of patients’ unmet needs.
Study’s synopsis design: design and target population definition.

Protocol design: endpoints, inclusion and exclusion criteria, quality-of-life measures and patient-

reported outcomes, crossover, ethical and data protection issues, recruitment and dissemination plan,
retention measures, risk—benefit balance, and so on.

Practical considerations: contractual issues, travel expenses and support for family members.

Fundraising for the research project.

Patient information leaflet about the project: content, visual design, readability, language and

dissemination.

Informed consent: content, visual design, readability and language.

Ethical review of the research project.

Research conduct
and operations

Investigators meetings to monitor the project: representation of patients’ perspectives on the study,
recruitment, challenges, opportunities, which can trigger amendments.

Trial Steering Committee: protocol follow-up, improvements in patient access and adherence to the

study.

Data and Safety Monitoring Committee: risk/benefit assessment, drop-out issues and amendments to

the project.

Information to participants: communication of protocol amendments and new safety information.

Study reporting: summary of interim results and dissemination in patient community.

Dissemination,
communication, post-

approval communications.

Health Technology Assessment: assessment of value, patient-relevant outcomes and patient priorities.
Regulatory affairs: preparation of lay summaries of results, information leaflets and updated safety

Post-study communication: contribution to publications, dissemination of research results to patient

community/healthcare professionals.
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Table 2 Levels of involvement (adapted from the Health
Canada Policy Toolkit for Public Involvement in Decision
Making (2000))*”

Levels of involvement

0 Did not participate and/or receive any information.
Received information.

2 Participated in the collection of information.
S Participated in the discussion of key points.
4 Participated in the discussion and actively decided

together with other partners.

5 Participated as a full member of the research team,
with equal decision-making power.

included 42 cancerrelated patient organisations, repre-
senting individuals such as cancer patients, caregivers
and other stakeholders who actively advocate for patients’
needs.

Questionnaire validation

Extensive literature review and consideration of theoret-
ical frameworks were undertaken to identify key dimen-
sions associated with patient’s involvement in research.
The questionnaire items were thoroughly selected to
align with these dimensions, ensuring a comprehensive
coverage of the intended construct. Emphasis was placed
on clarity, relevance and representativeness of the items
to guarantee the questionnaire’s effectiveness.

To test the questionnaire’s face validity and compre-
hensiveness, a focus group of seven patient organisation’s
representatives was organised. Given the small size of the
target sample, this focus group was constituted by non-
cancer patient organisation’s representatives to ensure
a similar context. A 3-hour session took place online,
providing room for discussion and constructive feedback.
The final version of the questionnaire was finalised based
on the feedback collected, which proved to be valuable
for the instrument improvement.

Questionnaire distribution

On 10 May 2020, the online questionnaire designed with
Qualtrics software was distributed to the 42 cancer-related
patient organisations’ representatives via email. The
objectives of the study and target audience were presented
in the introduction followed by a consent request. The
questionnaire was open for 2 weeks, and all the organisa-
tions were contacted by phone as a follow-up to the initial
email. After the first week, all non-responders received
a reminder followed by a second phone call and, finally,
2days before the end date, another email was sent. Partic-
ipants were not financially compensated, but the working
group made a commitment to share and discuss the find-
ings publicly with all participants who showed interest.

Data handling and reporting
The respondents’ data were clustered for analysis, and
the identity of each organisation was encrypted and

3

not accessed during data analysis. Only the Principal
Investigator had access to the encryption key (automat-
ically generated by the Qualtrics software), with the sole
purpose of monitoring the responses and to confirm if the
organisations reached were indeed the ones on the target
sample. All statistical analyses were performed with IBM
SPSS Statistics (V.29.0) and decision-making regarding
duplicates and inconsistencies in data provided by the
respondents were discussed and unanimously decided in
the multistakeholder working group.

Patient and public involvement
As previously mentioned, this study was ideated, designed
and conducted with and for patients since the very begin-
ning. The multistakeholder research team included two
patient advocates, one from EVITA Cancro Hereditdrio,
a patient organisation focused on hereditary cancer,
and another from Mais Participacdo, Melhor Satde, a
community-based action-research collaborative platform.
In 23 June 2020, an online forum driven by some
members of the multistakeholder collaborative group
and other patient organisations was organised—~New Part-
ners, Better Outcomes—IExcellence in Research Through Patient
Engagement—to promote a joint and constructive reflec-
tion on the different opportunities for the involvement
of patients in research, as well to showcase and share
experience-based insights on how partnerships between
patients and researchers can help ask better questions,
improve research designs, and increase the translation
of research findings into the clinic. This forum brought
together patient representatives in Portugal, among other
healthcare stakeholders, as well as international patient
advocates as Jan Geissler (Workgroup of European Cancer
Patient Advocacy Networks) and Bettina Ryll (Melanoma
Patient Network Europe), and was attended by partici-
pants and officials from Germany, Portugal and Slovenia,
the countries that composed the Trio Presidency of the
Council of the European Union at the time. Key high-
lights of the study results were briefly discussed to collect
contributions for this paper.

Data analysis

Data were analysed using IBM SPSS Statistics (V.29.0).
Statistical analysis included: (1) descriptive statistics
(absolute and relative frequencies); (2) X2 test of inde-
pendence for discrete variables or Fisher’s exact test of
independence, in case of expected frequencies less than
5 in 2x2 contingency tables, to investigate the potential
correlation between patient organisation characteristics
and their involvement in clinical research; and (3). Cron-
bach’s alpha coefficient and average interitem correla-
tion, to measure the internal consistency (reliability) of
the set of survey items related with the organisations’
interest to participate and their perceived influence
in relation to the 16 R&D opportunities considered. A
significance level of 0.05 and 0.001 was used for all statis-
tical tests.

4
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Table 3 Summary of the characteristics of the 27
Portuguese cancer-related patient organisations that
responded to the questionnaire

Characteristic N (%)

Scientific advisory board
Yes 10 (37.0)
Direction board

With patient members 21 (77.8)
Associate members

< 100 members 11 (40.7)

100-499 members 5(18.5)

500-2999 members 8 (29.6)

>3000 members 3(11.1)
Annual budget

< €100 thousand 21 (77.8)

€100-250 thousand 3(11.1)

€250-500 thousand 1(3.7)

€500-1 million 0 (0.0

> €1 million 2 (7.4)
Regular collaborators Volunteers Employees

0 1(3.7) 16 (59.2)

1-3 7 (25.9) 6 (22.2)

4-10 11 (40.7) 2(7.4)

11-30 3(11.1) 2 (7.4)

> 30 5(18.5) 1@.7)
Collaborative networks

National 17 (70.0)

European/International 16 (64.0)

RESULTS

Descriptive analysis of the respondent organisations

Of the 42 cancerrelated patient organisations represen-
tatives that were contacted, responses were received from
27, meaning a response rate of 64%. A brief summary of
the characteristics of these organisations is presented in
table 3.

More than half of the respondents identified themselves
as the regular representative of the organisation (n=17,
63%). While 10 (37%) have a Scientific Advisory Board,
21 (78%) include patients on their Direction Board and
almost half (n=12, 44%) are focused on a single cancer
and 5 (19%) on a rare cancer.

There is a great heterogeneity in organisations’
lifespan, the oldest having been found in 1941 and the
most recent in 2020. The vast majority have an annual
budget of up to €100 000 (n=21, 78%) and 2 organisa-
tions mentioned having a budget of €1 000 000 or more
(n=2, 7%). The three most reported main sources of
financing were membership fees (n=22, 85%), individual
donations (n=16, 62%) and personal income tax assign-
ment (n=12, 46%).

Regarding associate members, 11 (41%) have less than
100 members. Patients represent more than 60% of the
organisation’s members for 15 (58%) of the respondents,
and healthcare professionals represent 0%—20% of the
organisation’s members for 25 (96%) of the respon-
dents. The majority (n=16, 59%) does not have any paid
workers, operating exclusively based on voluntary work.

Most of the organisations use email (n=25, 96%) and
telephone (n=23, 88%) to communicate with their
members and 24 (92%) use their own website and Face-
book to reach the general community. Twitter is not used
by 21 (81%) of the organisations.

When asked about the organisation’s main activities,
educational events for patients and other audiences
(n=21, 78%), support groups (n=18, 67%) and educa-
tional materials development (n=17, 63%) were the most
reported. Of the 27 organisations, 13 (48%) mentioned
having participated in scientific conferences and 7 (26%)
in research publications, while 6 (22%) collaborated
in research activities. Regarding services provided to
members and the cancer community, information about
the disease (n=23, 88%), information about patient’s
rights (n=23, 88%) and psychological support (n=20,
77%) were the most frequently mentioned.

Representatives were also inquired about their preferred
sources for building knowledge and how often they access
them. The great majority referred using ‘Always’ or ‘Very
frequently’ the following sources: healthcare profes-
sionals (n=26, 96%), websites of international organisa-
tions, and conferences and workshops (n=21, 78%), free
Internet search (n=20, 74%), websites of national govern-
ment institutions (n=19, 70%) and scientific publications
(n=19, 70%). Scientists and researchers were ‘Rarely’
or ‘Never’ a source for building knowledge for 5 (19%)
respondents.

Regarding networks and relevant collaborations, 17
(70%) of the organisations integrate a national network
and 16 (64%) a European/International network. Collab-
oration with other patient organisations (n=18, 69%) and
the private sector (companies including pharmaceutical)
(n=12, 46%) are the most relevant on the day-to-day work
of the organisations. Five organisations (19%) reported
collaborations with academia and search centres/educa-
tional institutions as relevant for their daily work.

Experience in cancer research

Most organisations (n=20, 74%) have never participated
in a clinical study, the most common reason being that
they were never invited to do so (n=14, 70%). Of these 20
organisations without previous experience with clinical
studies, 16 (80%) also did not participate in other types
of health research, such as epidemiological and public
health studies.

Of the 7 (26%) organisations having already partici-
pated in clinical research, 5 reported having taken the
initiative to get involved and 4 of those reported having
had the initiative to develop the study itself. On the other
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Post-study communication
Regulatory affairs

Health Technology Assessment
Study reporting

Information to participants
Data and Safety Monitoring Committee
Trial Steering Committee
Investigators meetings

Ethical review

Informed consent

Patient information leaflet
Fundraising

Pratical considerations
Protocol design

Protocol synopsis

Identification of patient's needs

0% 10% 20%

Level O
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Level 1 Level 2 milevel 3 mLevel4 mLevelS

Figure 2 Respondents’ higher level of involvement in the 16 opportunities for patient involvement during the R&D life cycle

proposed by Geissler et al."

side, 6 have never participated in the development of
clinical recommendations/guidelines.

When enquired about the type of clinical research they
were involved in, 6 mentioned having participated in
observational studies, 3 in basic or preclinical studies and
2 in clinical trials.

Two organisational characteristics were significantly
correlated with patient organisation involvement in
clinical research: number of employees (p=0.005) and
membership of a FEuropean/International network
(p=0.035). No correlation (p>0.05) was found for other
organisational characteristics (having a scientific advi-
sory board, presence of patients in the direction board,
number of associate members, annual budget and
membership of a national network).

Impact and outcomes of research involvement

The seven organisations with research experience
were also asked about the higher level of involvement
they have ever had in the different stages of the R&D
life cycle as proposed by Geissler et al.'* As shown on
figure 2, most of the respondents reported low levels of
involvement regarding the 16 different opportunities for
patient involvement through the R&D life cycle. More
than half of the organisations, ‘did not participate or
did not receive information’ (Level 0) in 10 out of the
16 opportunities for patient involvement. However, some
participants reported to have been experienced at Level 5

(‘Participated as a full member of the research team, with
equal decision-making power’), in activities such as: iden-
tification of the real needs of patients (n=2, 29%), study’s
synopsis design, fundraising for the research project and
post-study communication activities (each of the three by
n=1, 14%).

In regard to the agreement with different statements
concerning the overall participation of the organisation
in the clinical studies, most respondents mention having
a positive perception of that involvement. More than half
of the organisations ‘Agrees’ or ‘Strongly agrees’ that:
their participation has been valued by the research team
during the study (n=5, 71%); their contribution has been
integrated (n=5, 71%); was recognised as a partner of
equal relevance in the study (n=5, 71%) and has actively
participated in the research (n=4, 57%). On the other
side, 3 (43%) organisations ‘Disagrees’ or ‘Strongly
disagrees’ that, after being involved in the study, the
results were shared with the organisation, before being
published.

Regarding the overall impact of their involvement, most
respondents identified that their participation contrib-
uted to increase the patient recruitment rate (n=5, 71%),
to help the patients involved with a better understanding
of the study informed consent (n=4, 57%), to increase
the quality of the generated knowledge and to decrease
the time needed to complete the study (both n=3, 43%).
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Pratical considerations
Protocol design
Protocol synopsis

Identification of patient's needs [l
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Figure 3 Respondents’ interest in participating and perceived level of influence in the 16 opportunities for patient involvement

during the R&D life cycle proposed by Geissler et al."

Views and motivations on patient involvement in cancer
research

Regardless of whether, or not, organisations have had
previous experience in participating in clinical research,
all respondents were asked about the level of interest of
their organisations in participating in each step of the
R&D life cycle and the level of influence they perceived
to have in each step. Results are in figure 3. More than
half of the organisations is ‘Interested’ or ‘Very inter-
ested’ in being involved in any of the different R&D life
cycle steps. For the set of 16 steps, Cronbach’s alpha was
0.929 and average interitem correlation was 0.461, indi-
cating an acceptable internal consistency. In particular,
more than half is ‘Very interested’ in being involved in
the following phases: identification of the real needs of
patients (n=20, 74%), regulatory affairs and post-study
communication activities (both n=17, 63%), patient
information sheet about the project (n=16, 59%), Health
Technology Assessment (n=15, 56%) and informed
consent (n=14, 52%). However, for the same opportuni-
ties for patient involvement in the R&D life cycle, lower
levels of perceived influence were identified and Cron-
bach’s alpha was 0.987 and average interitem correlation
was 0.830, suggesting that the items are highly intercor-
related and hence redundant.

When respondents were asked about their motiva-
tions to be involved in clinical studies, regardless of
whether they have had previous experiences, or not, 20
(74%) reported wanting to ensure that the study and its
results address true patients’ needs, 15 (56%) to develop
healthcare and therapies that are more representative of
patients’ true needs and 13 (48%) to apply patients’ expe-
rience and knowledge about their condition.

DISCUSSION

Only 26% of the respondent’s Portuguese cancer-related
patient organisations were ever involved in a clinical study
at the time we conducted our survey. This is in line with
previous findings from the literature,"*"” that despite an
increased interest and research on involvement frame-
works and benefits, and the issuing of practical recom-
mendations by various stakeholders, patient involvement
in research is not yet a standard, meaningful and system-
atic practice.

In addition, although organisations with prior research
experience have a positive perception on the way they
were involved and how their participation contributed to
more favourable research outcomes, a low level of involve-
ment in the various R&D steps was actually observed. This
finding is corroborated by the low level of perceived influ-
ence reported by the organisations participating in the
study, despite the high reported motivation to participate
in the different R&D steps and the perceived benefits of
the organisation’s involvement in research. The findings
suggest that meaningful involvement in research has
not yet been fully appropriated by patient organisations,
neither by researchers and other stakeholders involved,
and consequently not completely put into practice. The
gap analysis in patient involvement practices conducted
by Faulkner et al’ lead to clear directional insights to
enhance collaborative practices that might mitigate this,
such as empowerment of stakeholders (both patients
and researchers) focusing on training on their roles and
responsibilities. Furthermore, awareness raising for prin-
ciples that should guide patient involvement and the
benefits of patient-centred research may contribute to
increasing the actual level of patient involvement in the
various R&D steps.
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Most of the organisations, when asked about its main
activities and services, identified patient’s support and
educational related ones as the most representative,
which goes in line with the conventional understanding
of a patient organisation’s mission and the findings of
Amaro et al in 2015.%° However, it is relevant to outline
from our results that five of the seven organisations
involved in research reported having taken the initiative
to get involved, and four of those reported having had
the initiative to develop the study itself. This suggests that
these organisations either are not involved in research
at all or, if they do, they are the ones who promote it.
Our findings do not allow us to understand how in fact
these organisations take the initiative to develop, or to
be involved, in clinical studies and it would be very rele-
vant, in future work, to understand how these partner-
ships between patients and researchers were initiated to
provide the literature with examples of best practices and
recommendations.

Moreover, when asked about why some organisations
had never participated in a clinical study before, the most
outlined reason was the fact that the organisation was
never invited to participate in this type of study, and this
may represent a critical reason for the low involvement
of these organisations in clinical studies: researchers
are not reaching them. Our findings do not allow us to
understand why and what is missing in the communica-
tion between patients and researchers, and therefore it
would be relevant, as future work, to understand how
these organisations could make their interest in being
partners in research projects more visible and clearer,
and what is preventing them from having a more active
role in taking the initiative to be involved in research.
The lack of fully dedicated and professionalised teams, as
our results suggest, may play a relevant role in this. Also,
developing a questionnaire with mirrored questions to
this one, addressed to researchers would be essential to
understand the researchers’ side and perspective on this
matter.

Regardless of having had previous experience with clin-
ical studies, our results also reveal that most Portuguese
cancerrelated patient organisations have significant
interest when asked about being involved in different
stages of a clinical study. Ensuring that research results
are more aligned with the real needs of patients are the
main reported motivations. These findings are partic-
ularly relevant for researchers to be aware that these
organisations are willing to collaborate in research. The
motivation expressed by all organisations to participate in
clinical research can and should be turned into greater
and more meaningful involvement in practice, so that the
cancer community can benefit from the outcomes of a
truly patient-centred research.

When asked about the global impact of their partici-
pation in the studies, more than half of the seven organ-
isations that were, or have ever been, involved in clinical
studies claimed to have contributed to the increase in the
participation rate of patients and a better understanding

of informed consent by the patients involved. This is an
important finding for the many researchers that often
struggle with low retention rates in clinical studies and
with the designing of an informed consent in lay language
that is clear and enlightening for the patients.

Furthermore, it might be worth highlighting that the
results obtained from this survey contrast significantly
with the results obtained by Landy et al in 2013.” The
latter targeted international genetic diseases advocacy
organisations to understand how they participate in
clinical research and found that the majority of these
organisations participate directly in multiple aspects of
research, ranging from study design and patient recruit-
ment to data collection and analysis. However, our results
are more aligned with the findings of Halvorsrud et al*®
and Pii el al,27 where evidence showed that cocreation
was rarely extended to later stages of research and public
and patient involvement in cancer research has especially
integrated in the early stages of the research process,
in defining and prioritising research. This disparity in
patient involvement through the R&D life cycle might
be due to several reasons, and, in the future, it could be
relevant to analyse different factors that might have an
impact on it, considering different countries and disease
areas, such as the type and prevalence of a disease. Our
results suggest that participation in European/Interna-
tional research networks is a factor that may play a role in
boosting patient involvement in cancer research.

Unlike earlier studies, a key aspect of our research is
the in-depth examination of patient involvement across
different stages of the R&D process. While prior studies
focused on identifying whether patients are part of
different R&D steps, our study also analysed the extent
of their participation. This methodological refinement
contributes to a more profound comprehension of how
patients participated throughout the R&D continuum.

Regarding the organisations’ characterisation, this
study provides a very complete overview of the Portuguese
cancerrelated patient organisations, never conducted
before, on important subjects such as: organisational
structure, financial sources, members profile, activities
and services, communication channels and collabora-
tions. However, due to the small universe of Portuguese
cancer-related patient organisations and the low number
of organisations reporting previous involvement in clin-
ical research, we acknowledge that the conducted descrip-
tive analysis provides little information on the correlation
of the organisations’ characteristics and their involve-
ment in clinical research. Our analysis highlights that
the number of employees (paid collaborators) and inte-
gration in a European/International network are factors
that may play a role on the higher involvement of patients
in research. The first factor may contribute to the neces-
sary infrastructure in support of involvement in research
activities, and the latter may enable the organisation to
become more visible to potential partners and more aware
of opportunities for involvement. In future research, it
is worth further investigating the role that distancing
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between patient organisations and academia (universi-
ties, through contact with scientists and researchers, were
‘rarely’ or ‘never’ a preferred source for building knowl-
edge by 19% of the organisations) may play.

Study limitations

While achieving a 64% response rate for the question-
naire, this pilot study’s scope was confined to Portuguese
cancerrelated patient organisations, a small universe.
Given the low number of organisations with prior
involvement in clinical research, the descriptive analysis
provides limited insights into the correlation between
organisational characteristics and participation in clin-
ical research. To be able to draw broader conclusions,
this questionnaire should be applied to a broader scope,
allowing to explore these correlations along with varia-
tions across countries and disease areas.

Our findings do not offer an understanding of the
reasons behind communication gaps between patients
and researchers, also it falls short in elucidating how
these patient organisations initiate or become involved in
clinical studies. Future research should focus on unrav-
elling the mechanisms behind the initiation of partner-
ships between patients and researchers.

Acknowledging the absence of the researchers'
perspective in this study, we emphasise the importance of
including it, as future work, for a more thorough under-
standing of patient involvement in cancer research. This
can be achieved by developing a mirrored questionnaire
specifically designed for researchers.

CONCLUSIONS

This study provides the first in-depth characterisation of
Portuguese cancerrelated patient organisations and their
views, motivations and experiences on patient involve-
ment in cancer research. Most importantly, this study
revealed that most Portuguese cancerrelated patient
organisations were never involved in research but show
high interest to be involved in different stages of a clinical
study to ensure that research results are more aligned with
the real needs of patients. The motivation expressed by
all organisations to participate in clinical research should
be turned into greater and more meaningful involvement
in practice, through the develop of advocacy campaigns
and public policies on patient involvement in cancer-
research, so that the cancer community can benefit from
the outcomes of a truly patient-centred research.

In the future, this questionnaire can be applied to other
disease and umbrella patient organisations, at national
and/or international levels, since it is not specific to any
disease or the local context, contributing to a broader
understanding of their and their views, motivations and
experiences on patient involvement in research.
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