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ABSTRACT

Patient engagement in research is marked by
partnership between clinicians, scientists, and
people with lived experience of a disease, who
jointly develop and implement research and
disseminate results. Patient engagement in
research has been shown to lead to more
impactful and relevant findings. There is a global
need for quality research contextualized for low-
and middle-income countries (LMICs). Patient
involvement in research could address this need,
yet it remains a practice more commonly

employed in high income countries. In this
paper, the authors explore LMIC-specific chal-
lenges and opportunities for patient engagement
in research. Limitations to patient engagement
in research include gaps in health infrastructure,
socioeconomic status, cultural stigma, and
uncertain roles. Potential solutions to address
these challenges include strategic national and
international researchpartnerships, initiatives to
combat stigma, and sensitization and training of
stakeholders in patient engagement in research.
Reflecting on their patient engagement experi-
ence with eye cancer research in Canada and
Kenya, and supported by evidence of patient
engagement in other low-resource settings, the
authors provide a roadmap for patient engage-
ment in research in LMICs.
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Key Summary Points

Patient engagement in research refers to
meaningful inclusion of patients as
partners in research. When patients are
engaged in research, the knowledge
produced is more relevant and more likely
to be implemented into healthcare
practice.

Patient engagement in research is a
practice largely limited to high-income
countries, yet could have real impacts in
solving health challenges in low- and
middle-income countries.

We highlight four major challenges to
patient engagement in research: gaps in
health infrastructure, low socioeconomic
status, cultural stigma, and uncertain
roles.

Patient mobilization, international
collaboration, roles for champions and
peer-to-peer support, and education of
stakeholders are discussed as solutions to
the identified challenges.

INTRODUCTION

Traditionally, patients (i.e., here defined as
individuals with lived experience of disease,
including informal caregivers [1]) have been
regarded simply as recipients of healthcare ser-
vices. However, there is a paradigm shift taking
place, in which patients are considered to be
active participants in shaping their personal
health outcomes [2–4]. Patient engagement in
healthcare has been shown to strengthen the
patient–physician relationship, promote com-
munication about topics that matter to
patients, and help patients better understand
their care [5], thereby facilitating better care
overall [6].

More recently, patient engagement in
research has become a precursor to patient-
centered care [7]. It promotes active and
meaningful involvement of patients as equal
partners in research and requires tight collabo-
ration between researchers and patients
throughout all phases of research. Roles for
patients go beyond the classic role of a research
subject and can include leadership or consulta-
tion during the decision-making process to
choose relevant research questions or study
designs; development of study materials (e.g.,
questionnaires, consent forms); collection of
data (e.g., serving as a focus group facilitator); or
dissemination of research results (e.g., confer-
ence presentations, social media posts) [1, 8].
Early and frequent engagement of patients on
research teams produces studies which are val-
ued by all stakeholders and results in knowledge
that is implemented more rapidly across
healthcare systems [4].

Patient engagement in research is actively
being implemented by the scientific commu-
nity, as funding bodies create new research
guidelines with incentives to include patient
partnerships [8]. It is becoming more common
for patient representatives to sit on funding
panels and have direct input into how funds are
allocated [8]. In Canada, the Strategy for
Patient-Oriented Research (SPOR) serves to fos-
ter patient–researcher partnerships in order to
improve research outcomes and direct research
funding to studies which are co-created with
patients [1]. SPOR follows in the footsteps of
similar efforts in other high-income countries
(HICs) that promote research involvement of
patients, such as the Patient-Centered Out-
comes Research Institute in the USA [9] and the
INVOLVE in the UK [10].

Patient engagement in research is a growing
movement, with demonstrated benefits that
could be useful in a global health context, yet it
remains primarily practiced in HICs. In this
paper, we explore the challenges and opportu-
nities associated with implementing and sus-
taining patient engagement in research in low-
and middle-income countries (LMICs). The
authors reflect on their experiences with
implementing patient-oriented research in
Canada and Kenya surrounding the childhood
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eye cancer retinoblastoma; this reflection is
based on previously conducted research and
this article does not contain any studies with
human participants or animals performed by
any of the authors. With supportive evidence
from the published literature, the authors pro-
pose a framework for sustainable patient
engagement in research for LMICs.

CASE STUDY: PATIENT
ENGAGEMENT
IN RETINOBLASTOMA RESEARCH

Retinoblastoma is a rare, intraocular cancer that
arises in the infant retina. Approximately 8000
children globally are diagnosed with
retinoblastoma annually [11]. While curable,
retinoblastoma has lifelong consequences that
can affect vision and quality of life. Approxi-
mately half of survivors have the heritable form
of retinoblastoma, conferring risk of second
cancers and passing on the risk of cancer to
future offspring. In Canada, perhaps because of
this lifelong effect of the cancer, patients with
retinoblastoma have been strongly engaged in
healthcare and research. In 2008, a national
strategy involved patients with retinoblastoma
in the development of novel clinical care
guidelines [12]. In 2016, the Canadian
Retinoblastoma Patient Engagement Strategy
[13] was created to facilitate more robust patient
engagement in retinoblastoma research. The
strategy is governed by the Canadian
Retinoblastoma Research Advisory Board
(CRRAB), which is composed of patients,
healthcare professionals, researchers, and
patient engagement experts [13]. CRRAB mem-
bers actively participate in working groups to
develop research ideas, scientific protocols, and
apply for grants. Patients can also participate as
retinoblastoma champions, who promote
CRRAB activities and promote research
engagement. Ultimately, CRRAB participation
and involvement is rewarding, not only to
researchers but also for the patients [14].

Despite being a curable cancer, the survival
of patients with retinoblastoma in LMICs is low,
owing to poor awareness of the early signs of
disease among the public, and immature health

systems ill-equipped to provide optimal care.
Given the relatively high burden of retinoblas-
toma in Kenya, Canadian experts were invited
to collaborate with Kenyan leaders in
retinoblastoma to try and improve local survival
rates [15]. In 2008, the Kenyan National
Retinoblastoma Strategy (KNRbS), a multidisci-
plinary partnership between Kenya and Canada,
was launched with aims to optimize and
improve retinoblastoma care in Kenya [15, 16].
Patients and their families were integral mem-
bers of the strategy, which also included clini-
cians, community health workers, and policy
makers [17]. By sharing their experiences and
views through annual KNRbS meetings and
working groups, patients contributed to the
design and development of retinoblastoma
awareness campaigns and healthcare delivery
centered on retinoblastoma genetics [18, 19]
and histopathology services [20]. Since the ini-
tiation of KNRbS, the age at diagnosis for
patients with bilateral retinoblastoma has
decreased from 24.4 to 16.8 months of age, and
for unilateral patients from 35.9 to 24 months
of age, figures more comparable to those
observed in HICs and linked to better survival
[21].

While patients were significantly engaged in
advocacy and clinical care initiatives of the
KNRbS, patient engagement in research was
limited to non-existent. Several challenges to
patient engagement in research were identified,
including gaps in health infrastructure, low
socioeconomic status, cultural stigma, and
uncertain roles. We propose a model to solve
these challenges, and foster a culture of patient
engagement in research in resource-limited
settings (Fig. 1).

CHALLENGES OF PATIENT
ENGAGEMENT IN KENYA

Gaps in Health Infrastructure

It is well known that several barriers exist to
accessing healthcare services in LMICs, such as
distance to nearest health facility, lack of
resources, and complex bureaucratic referral
systems [22]. These barriers are linked to poor
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health outcomes [22–24]. Therefore, if access to
healthcare services for basic treatment is lim-
ited, and health outcomes remain poor as a
result, the common notion is that it is unlikely
and even unwise to focus efforts towards less
‘‘urgent’’ initiatives, like patient involvement in
research.

There are several instances where even when
health outcomes of citizens are poor, effective
engagement is achieved and even warranted.
For example, the Kenyan government engaged
community members for the development of
their cancer health policy, even with gaps in
health infrastructure persisting [2]. This led us
to ask: why is this not the case then for patient
engagement in research? We argue, if curative
treatment is currently unavailable, then
research should focus on making families more
comfortable in their current state. A way to do
this is to listen to patients’ personal experiences
and incorporate their ideas into research, which
has been shown to positively influence quality
of life [4, 14].

For patient engagement in research to grow,
it needs to align with a system that welcomes
patient and caregiver involvement and makes
participation accessible and easy. In many cases
systems in low-resource settings can improve
with patient mobilization to advocate for
change. Patients with breast cancer have started
doing so by expressing their desire for active

inclusion in care and for the opportunity to
voice their experiences [25]. The KNRbS was one
type of forum or ‘‘space’’ where direct engage-
ment and collaboration among patients with
retinoblastoma, healthcare workers, and aca-
demics was possible, and revealed that patients
were interested in participating in research [15].
Qualitative methods can be used to inform the
underpinning of a patient engagement initia-
tive, particularly when it comes to identifying
local factors that motivate patients to engage in
research [26]. In Canada, conducting focus
groups with patients with retinoblastoma
revealed important insight into their current
views, understanding, and apprehensions
regarding engaging in research [27] and mobi-
lized the development of a framework for sus-
tainable patient engagement [28]. It is in this
space, where there is balance between optimism
that a patients’ voice will change a situation and
a system that is open to the patient, that patient
engagement can grow.

Low Socioeconomic Status

If an individual’s financial situation can be a
determinant of their health-seeking behavior,
then it follows that it can also affect their
engagement in research [23, 29, 30]. Patients
often incur out-of-pocket medical costs for
diagnosis, travel to healthcare facilities, and
treatment [31], which places a high burden on
patients of low socioeconomic status. Since
engagement in research also carries financial
costs, as it involves participants taking time off
work, attending conferences, and traveling to
meetings [15], individuals of low socioeco-
nomic status face increased strain. Furthermore,
in some situations, researchers may hesitate to
reach out to patients for potential involvement,
assuming engagement is prohibitive because of
the financial stress it imposes. All these factors,
in turn, could lead to limited patient engage-
ment in research.

In order to help alleviate financial stress on
the patient and increase the opportunity for
engagement in research, researchers offer com-
pensation for patients through research grants
or other project funding. The rationale for this

Fig. 1 Framework for patient engagement in research in
low- and middle-income countries. Four challenges were
identified which impede patient engagement in research:
gaps in health infrastructure, low socioeconomic status,
cultural stigma, and uncertain roles. Solutions are offered
for addressing each of these challenges
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is that investing in patient engagement in re-
search can lead to reduction in overall health-
care ‘‘waste’’ by supporting research that is
valuable to patients and minimizing research
and treatment costs that lead to poor use of
resources [8, 14].

However, given the limited funding climate
in LMICs for research, it is unrealistic at this
time to expect organizations in resource-con-
strained settings to have the capacity to absorb
these patient engagement costs. Potentially
such costs could be covered through partner-
ships with international bodies with more
resources for patient engagement, a solution
frequently used in LMIC settings [3]. For
example, through partnerships with Canadian
institutions, KNRbS was able to cover the costs
of patient travel to and participation in annual
meetings [15]. Similarly, the community
engagement to inform cancer health policy in
Kenya was funded via an international part-
nership with the UK, and nationally, with local
Kenyan non-profit and private organizations
[2].

Cultural Stigma

In many settings, the diagnosis of an illness can
lead to unpleasant effects on community life,
such as social isolation and stigmatization
[24, 25, 32]. Patients with cancer report experi-
encing social stigma, with consequences such as
termination of employment, familial shame,
and social rejection [23, 31, 33]. In some
regions, beliefs persist that cancer is caused by
witchcraft and, therefore, patients prefer to
keep their disease private [19]. Additionally,
some patients experience feelings of defeat and
fatalistic attitudes when describing their expe-
riences with cancer, many of whom ignored
early signs of their cancer and/or delayed care as
a result of misconceptions of cancer as incurable
[32]. For patients with retinoblastoma who have
had an enucleation (eye removal) to save their
life, living with a prosthetic eye, or an empty
socket when a prosthetic is not available, poses
additional challenges to societal integration.
These social consequences may deter patient
involvement in research, as patients may not

want to identify themselves with a particular
health concern or illness.

Despite this challenge, we need to look no
further than the participatory research con-
ducted in the field of HIV to see successful
patient research engagement in LMICs. For
many years now, researchers have been able to
successfully combat stigma surrounding
patients living with HIV in low-resource settings
[34]. By creating HIV-positive patient champi-
ons that conduct research interviews, research-
ers have removed barriers by including people
with lived experience as members of research
teams. Reduction of stigma and increased
engagement have also been achieved by pro-
viding confidential settings for HIV-positive
individuals to engage in projects with support
from HIV-positive patient champions and
mental health workers [35].

Education and psychosocial support are
additional aspects of combatting social stigma
of disease. In the KNRbS, healthcare workers
were trained as Child Life specialists to provide
families with child-centered psychosocial sup-
port [15]. Child Life specialists provide support
and education, to children and their families, to
help children address stigma and cope with
difficult medical procedures. Some of this work
addressed access to and care of artificial eyes,
training young patients to be their own cham-
pions and normalize their ‘‘special eye’’ [14].
Thus, with thoughtful and concerted effort,
social stigma can start to be erased, and allow
for meaningful patient engagement in research.

Uncertain Roles

Patient engagement in research is a relatively
new concept; therefore, the idea of patients as
research collaborators may be difficult for
patients to understand. Individuals may be
more familiar with roles in advocacy or support
group leadership for patients. These roles nor-
mally do not intersect with research, but rather
allow patients to share their experiences, raise
public awareness, or fundraise [36].

Patients are often not aware of how they can
be effective research collaborators and that their
participation in research can be beneficial. They
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often presume their knowledge and training in
research is inadequate [37], and therefore not
useful. However, patients can be coached to
recognize that knowledge and expertise come in
many forms, and that lived experience is just as
valuable as clinical or research knowledge, even
if it is different [8, 37]. In Canada, CRRAB
working groups have focused on providing a
space for patients to share their lived experience
while also connecting them to training and
tools to be effective partners, such as online
introductory courses on research [1, 14].

In addition, the idea of patients as research
collaborators may be difficult for non-patients
(i.e., physicians, researchers, allied healthcare
professionals) to accept. For example, it may be
challenging for patients to share their experi-
ence if non-patient attitudes to patient partici-
pation are dismissive [37]. Patients have
expressed the need for a culture shift to reweigh
the scales of power, and encourage active lis-
tening on the part of health and research pro-
fessionals such that patient values are
incorporated into treatment plans or research
[8, 38, 39]. Patients suggest that positive clini-
cian attitudes and behaviors towards them are
critical for their overall engagement [39].

Training, for both researchers and patients,
on the ins and outs of patient engagement in
research, could help clarify roles and lead to
more effective engagement. Additionally, it
could prevent ethical concerns with the prac-
tice, such as tokenistic involvement of patients
in research (i.e., patient inclusion purely moti-
vated by pursuing research funding, without
commitment to true research partnership
[3, 40]). As shown through the use of partici-
patory research methods, the very process of
patient engagement in research can promote
equity in the research process, such that patient
voices are heard and research outcomes remain
relevant to the intended beneficiaries [41, 42].
Additionally, in some LMIC contexts, where
research ethics infrastructure is less robustly
developed than in HICs, patient partnership to
develop research ethics policies and tools (e.g.,
informed consent protocols) could have a sig-
nificant impact in promoting equity and pro-
tecting vulnerable groups [41, 42].

A multidisciplinary and multisectoral team,
which cultivates cross talk on a leveled plat-
form, could work to establish a collaborative
space between patients and non-patients and
help clarify roles. In designing a study on cer-
vical cancer in Kenya, researchers obtained
community support and trust by holding
stakeholder meetings that served as an open
forum to discuss study objectives and overall
implementation of screening [24]. Overall,
establishing well-defined roles for patient par-
ticipation and providing a space for collabora-
tion is critical to facilitating patient
engagement in research.

CONCLUSION

This paper has considered the importance of
patient engagement in LMICs and has identi-
fied four challenges impeding implementation:
gaps in health infrastructure, low socioeco-
nomic status, cultural stigma, and uncertain
roles. For each of these challenges, potential
solutions have been put forth. First, the per-
ception that gaps in healthcare infrastructure
preclude patient engagement can be confronted
by first mobilizing patients through simple and
tangible ways in supportive environments. Sec-
ond, to address the challenge of socioeconomic
status, research groups in LMICs can seek col-
laborations with international partners where
patient engagement in research is gaining trac-
tion and supported financially. Third, to miti-
gate social isolation and stigma of patients,
champions can serve as a positive, public face to
illness, and peer-to-peer mentors could provide
individualized psychosocial support. Finally,
uncertain roles of patients in research can be
tackled by educating patient and non-patient
stakeholders on the benefits of patient engage-
ment in research, and providing a forum for
establishing shared goals as well as well-defined
roles and responsibilities to achieve them.

Empowerment and inclusion of patients as
partners in research is not a luxury of the
western world, but an imperative to improve
health even in LMICs. By looking to and mir-
roring successful patient engagement initia-
tives, locally and globally, research groups in
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resource-constrained settings can start small
and build forward. Even in LMICs, ample
opportunity exists for patients to help set
research priorities, champion research initia-
tives, take a leading role in data collection, and
help disseminate results. With some targeted
support, patients can be empowered to such
roles and help change the research landscape
globally.
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