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Introduction

Rhinosporidiosis is a chronic granulomatous disease caused
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Abstract - Background: Rhinosporidiosis, caused by Rhinosporidium seeberi, mainly affects the nasal mucosa but
can also involve orofacial sites such as the oral cavity, maxillary sinus, and buccal mucosa, complicating diagnosis
and treatment. Endemic in India, Sri Lanka, and parts of South America, infection is linked to stagnant water
exposure, yet orofacial cases remain underreported with limited management guidance. Methodology: This
systematic review followed PRISMA guidelines to ensure transparency. Comprehensive searches of PubMed, Scopus,
Web of Science (2012-2025) identified 238 records, with 16 studies included after screening. English-language case
reports and series reporting clinical, diagnostic, or therapeutic data on orofacial rhinosporidiosis were considered
eligible. Data was extracted using standardized forms, and study quality was assessed with the Joanna Briggs
Institute checklist, evaluating selection, reporting, and outcome bias. Results: Analysis of reported cases shows
that orofacial rhinosporidiosis primarily affects young to middle-aged men, with females rarely affected. Patient
ages ranged from 10 to 65 yr. Frequently involved sites include the nasal cavity, maxillary sinus, and nasopharynx,
with occasional lesions in the oral cavity, oropharynx, buccal mucosa, and palate; disseminated involvement of
subcutaneous tissues or lungs is rare. Lesions are polypoid, reddish, friable, and “strawberry-like”, with symptom
duration spanning weeks to 20 yr. Diagnosis is confirmed via histopathology, with imaging used selectively. Surgical
excision with electrocauterization, often supplemented by Dapsone, yields favorable outcomes. Follow-up ranged
3-36 months, with minimal complications, though rare hemolytic anemia was reported. Conclusion: Orofacial
rhinosporidiosis primarily affects young to middle-aged men, presenting as polypoid, “strawberry-like” lesions that
require histopathological confirmation for diagnosis. Surgical excision with electrocauterization, supplemented by
Dapsone when appropriate, provides effective management, though long-term follow-up is essential to monitor for
recurrence.

The prevalence and occasional atypical presentations
revealed from epidemiological data, which is gathered from
rural and endemic regions, has emphasized the public health

by Rhinosporidium seeberi, an aquatic protistan parasite that
primarily affects mucous membranes of the nasal cavity and
nasopharynx. However, several orofacial sites including the
oral cavity, maxillary sinus, and buccal mucosa are often
involved which presents with unique diagnostic and therapeu-
tic challenges [1-4]. The disease is endemic in certain tropical
and subtropical regions, specifically in India, Sri Lanka, and
parts of South America, where environmental exposure to
stagnant water bodies plays a significant role in this
transmission [5-8].
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relevance of this disease [9-12]. Moreover, there are reports of
cases of rhinosporidiosis occurring in different anatomical
sites apart from the classical nasal and nasopharyngeal sites.
Thus, this signifies the importance of awareness among
clinicians to consider it a possible differential diagnosis of
orofacial masses, particularly in endemic areas [13-17].
However, the etiology, clinical presentation, and optimal
management strategies for orofacial manifestations remain
unknown in the scientific literature when compared to nasal
rhinosporidiosis. Some systematic reviews have summarized
such cases geographically or focused on classical nasal
presentations [6,7]. However, there is a gap in a comprehen-
sive synthesis that addresses orofacial rhinosporidiosis, its
pathogenesis, diverse clinical presentations, diagnostic
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challenges, and therapeutic algorithms. There is also limited
agreement on management strategies for atypical or dissemi-
nated cases, and the role of adjunctive pharmacotherapy remains
controversial [18-21]. Moreover, novel surgical innovations and
diagnostic modalities have not been systematically reviewed in
the context of orofacial involvement.

Clinically, orofacial rhinosporidiosis characteristically
manifests as polypoidal masses or nodular swellings, which
may mimic other benign or malignant lesions, complicating
early diagnosis [14,22]. Uncommon presentations such as
large oral cavity masses and facial swellings have been
reported, highlighting the variability of clinical features and
the need for accurate clinical acumen [2,3,13]. Imaging
studies often produce non-specific findings which further leads
to the diagnostic dilemma, especially when the lesion involves
uncommon sites like the maxillary sinus or causes orbital
complications such as proptosis [4,23,24]. Histopathological
examination remains the gold standard for definitive diagno-
sis, demonstrating characteristic sporangia filled with endo-
spores within a hyperplastic mucosal stroma [12,25,26].

The management of rhinosporidiosis primarily includes
surgicalexcision of the lesion combined with cauterization of the
base to minimize recurrence which is significant clinically
[18,27,28]. Adjuvant medical therapies like administration of
dapsone, have been used with variable success, however
complications such as autoimmune hemolytic anemia have
been reported, necessitating cautious use [19]. Disseminated
and recurrent rhinosporidiosis cases have therapeutic challenges
which require customized approaches [18,19,28]. Novel surgical
modalities and reconstructive techniques have been proposed to
improve outcomes in difficult anatomical sites [29].

Orofacial rhinosporidiosis has been minimally discussed in
literature with fragmented evidence scattered across few
isolated case reports or series. The lack of a consolidated
overview restricts the clinical understanding and obstructs the
development of evidence-based strategies. This is due to
the differences in presentation, progression, and prognosis of
the disease from its nasal variant. This systematic review
addresses these gaps by synthesizing published literature to
establish a structured framework for diagnosis and management.
The objectives are to clarify pathogenetic mechanisms contrib-
uting to orofacial disease, describe the range of clinical
manifestations including uncommon presentations, assess the
utility and accuracy of available diagnostic tools, and evaluate
the role of surgical and pharmacological interventions. By
integrating these domains, the review aims to support clinicians
in making informed therapeutic decisions, minimize recurrence,
and propose standardized care pathways that can serve as a
reference for future research and clinical practice.

Methodology
Research Question and PICO/PICOS Framework: This

systematic review has been registered at International
Prospective Register of Systematic Reviews (PROSPERO) with
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PROSPEROQ ID CRD420251107401. It was guided by the research
question: “What are the pathogenetic mechanisms, clinical
features, and effective management strategies for orofacial
rhinosporidiosis?” The review employed the PICO framework to
structure the question as follows: Population (P): patients
diagnosed with orofacial rhinosporidiosis; Intervention (I):
various management approaches including surgical and
medical treatments; Comparison (C): different treatment
modalities or no treatment; and Outcomes (0): clinical
resolution, recurrence rates, and complication incidence.
Study design (S), incorporating case reports and case series to
ensure comprehensive coverage of available evidence.

Search Strategy: The systematic search was conducted
following the Preferred Reporting Items for Systematic Reviews
and Meta-Analyses (PRISMA) guidelines to ensure transparency
and reproducibility. Electronic databases were searched
comprehensively, including PubMed, Scopus, Web of Science.
Duplicates or irrelevant results were manually screened and
removed, with all searches managed according to PRISMA 2020
recommendations. The timeline for literature retrieval spanned
from 2012 to 2025. Key search terms included “rhinospor-
idiosis”, “orofacial rhinosporidiosis”, “oral cavity rhinospor-
idiosis”,  “maxillary ~ sinus  rhinosporidiosis”,  “buccal
mucosa rhinosporidiosis”, “palatal rhinosporidiosis”, “nasopha-
ryngeal rhinosporidiosis”, “oropharyngeal rhinosporidiosis”,
“gingival rhinosporidiosis”, “tongue rhinosporidiosis”, “facial
swelling  rhinosporidiosis”,  “management”,  “treatment”,
“surgical excision rhinosporidiosis”, “dapsone therapy rhino-
sporidiosis”, “recurrence rhinosporidiosis”, “disseminated rhi-
nosporidiosis”, “diagnosis”, “histopathology rhinosporidiosis”,
“clinical features”, and “pathogenesis”. Boolean operators such
as AND, OR, and NOT were used to combine keywords
strategically; for example, (“rhinosporidiosis” OR “orofacial
rhinosporidiosis”) AND (“management” OR “treatment”).

Eligibility Criteria: Inclusion criteria comprised peer-
reviewed articles, case reports and case series, focusing on
orofacial rhinosporidiosis with clearly documented clinical,
diagnostic, or therapeutic information. Case reports and series
were included because orofacial rhinosporidiosis is uncommon,
and these papers are most commonly available as clinical
sources. These reports help to clarify diagnostic features and
guide the management where large comparative studies are
unavailable. Articles published in English were considered to
ensure accurate interpretation. Exclusion criteria involved
studies that focused exclusively on nasal or nasopharyngeal
rhinosporidiosis without orofacial involvement, review articles
without original data, conference abstracts lacking full-text
availability, and non-human studies.

Selection Criteria: The initial screening of titles and
abstracts was conducted independently by two reviewers
(KC and AD) to exclude irrelevant studies. Full texts of
potentially eligible articles were then retrieved and assessed
for inclusion by the same reviewers. Any discrepancies were
resolved through discussion or, if needed, adjudicated by a
third reviewer (CS) to ensure impartial selection and



J Oral Med Oral Surg 2026;32:7

K. Chandrasekaran et al.

Identification of studies via databases and registers

— Records identified from PubMed,
Scopus, Web of Science,

}

Reports sought for retrieval

Screening

}

Reports assessed for eligibility

Studies included in review
(n=16)

Included

e Pre-prints (n =38)
. Cochrane (n= 238) Poster presentation (n=24)
: -
&
)
L }
Records excluded
Articles removed after reading
Reﬁrg: screened abstract (n = 13)
(n= ) Articles from other languages (n = 24)

(n = 127) —— | (n=63)

(n=64) — Incomplete report (n=14)

Records removed before screening:
Duplicate records removed (n = 12)

Reports not retrieved

Reports excluded:
Instructions rather than report (n=15)

Animal Studies (n = 19)

Fig. 1. PRISMA flowchart for the review.

consensus. A PRISMA flow diagram was applied to document
the number of records identified, screened, included, and
excluded at each stage, along with reasons for exclusion.
Data Extraction, Synthesis, and Quality Assessment: Out
of a total of 238 articles, only 16 were included in the review
after proper screening of the data (Fig. 1). Data extraction was

performed independently by reviewers using a pre-designed
standardized form capturing study characteristics, patient
demographics, clinical presentation, diagnostic methods,
treatment modalities, outcomes, and follow-up details. Case
reports and case series were appraised using the Joanna Briggs
Institute (JIBI) critical appraisal checklist [30].
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Risk of Bias and Quality Assessment: Risk of bias was
assessed using the Joanna Briggs Institute (JBI) checklist,
with scores interpreted as low, moderate, or high; studies with
higher bias contributed only to narrative synthesis without
affecting the main interpretations. Specific attention was paid
to selection bias, reporting bias, and outcome ascertainment
owing to the predominance of case reports and series in this
rare condition. Studies with high risk of bias or methodological
limitations were identified and their influence on the overall
synthesis was considered [31]. The use of standardized
appraisal tools facilitated objective evaluation.

Results

Table I shows that most patients with orofacial rhinospor-
idiosis were young to middle-aged men, with only two female
cases reported [18,27]. The age of affected individuals ranged
from 10 to 65 yr [4,10,29,32-36]. Male predominance is
commonly linked to environmental or occupational exposure,
such as swimming or bathing in stagnant water, while female
cases were less frequent [6,10,18,27,32,34]. The nasal cavity,
maxillary sinus, and nasopharynx were the most frequently
involved sites [4,6,27,29,32], whereas the oral cavity
including the buccal mucosa, palate, and oropharynx was
affected less often [2,3,35,36]. Rare disseminated cases
involved subcutaneous tissues or lungs [33]. Clinically, lesions
were typically polypoid, reddish, friable, and “strawberry-like”
in appearance [2,3,6,27,35,36], with symptom duration
ranging from a few weeks to 20 yr [4,29,32,36]. Long-standing
lesions sometimes caused facial deformity, proptosis, or
recurrent epistaxis [10,18,34], highlighting the need for
careful diagnosis in endemic regions [23,31,34].

Table IT shows that histopathology was consistently used
to confirm orofacial rhinosporidiosis, demonstrating sporangia
with endospores in all reported cases. Imaging modalities,
such as CT scans, X-rays, and nasal endoscopy, were variably
employed to delineate lesion extent [4,6,13,19,29,33,36],
while some cases relied solely on clinical assessment [2,10].
Surgical excision with electrocauterization or endoscopic
techniques was the primary intervention [3,6,13,27,34,35],
often supplemented with Dapsone for recurrence prevention or
as adjunctive therapy [4,13,27,29,36]. Recurrences were
uncommon but occurred in select cases, particularly with
disseminated disease or incomplete excision [4,29,32,33].
Follow-up durations ranged from 3 to 36 months [2,3,27,33],
and complications were minimal, with rare instances of
Dapsone-induced hemolytic anemia [33]. Overall, combined
surgical and medical management achieved favorable out-
comes [3,4,27,35].

Table IIT presents the methodological quality assessment
of 16 case reports using a standardized tool for evaluating case
reports and series [31]. Scores were based on selection,
ascertainment (A1, A2), causality (C1-C4), and reporting
criteria. Four studies achieved a high-quality rating
[3,4,33,35], scoring 7/8 due to comprehensive patient
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selection, detailed diagnostic confirmation, and thorough
follow-up. Most remaining reports were rated moderate-high
[2,6,10,13,27,29,34,36], demonstrating adequate methodol-
ogy but with occasional gaps such as incomplete causality
assessment or missing follow-up details. Five studies were
rated moderate [4,10,18,19,32], mainly due to partial
reporting or limited selection criteria. This analysis highlights
variability in case report quality, emphasizing the need for
standardized reporting to improve reproducibility, diagnostic
clarity, and outcome assessment in orofacial rhinosporidiosis.

Table IV presents the risk of bias assessment of individual
case reports on orofacial rhinosporidiosis, evaluated using the
Joanna Briggs Institute (JBI) Critical Appraisal Checklist for
Case Reports. The tool evaluates methodological rigor across
ten items, covering patient selection, diagnostic methods,
intervention details, outcomes, and follow-up. Across the
included studies, most reports scored “++" (low risk of bias) in
Items 1-3 (patient demographics, clinical history, and
diagnostic methods), indicating well-documented case
descriptions. Item 4 (clear reporting of diagnostic tests)
varied, with some studies marked as “NA” where imaging was
not performed [3,29,36]. Item 5 (intervention clearly
described) showed occasional gaps, particularly in older
studies [29,34]. For Item 6 (adverse events reporting), several
reports failed to provide details, receiving “-" [4,6,13,27,36].
Item 7 (takeaway message/conclusion) was consistently well-
addressed, while Item 8 (follow-up adequacy) varied, with
some studies limited by short-term follow-up [1,5,7]. Items
9 and 10 (outcomes measured and reported) were generally
well-documented, showing consistent strengths across most
reports. The majority of studies demonstrated moderate-to-
high quality, with comprehensive patient details, diagnostic
confirmation via histopathology, and clear outcome reporting.
Methodological limitations were mainly linked to incomplete
reporting of adverse events and variable follow-up duration.
This suggests that while evidence from case reports remains
valuable, future reports should strengthen consistency in
documenting interventions, complications, and long-term
outcomes to minimize bias.

Discussion

Rhinosporidiosis is a chronic granulomatous disease caused
by Rhinosporidium seeberi, characterized by the formation of
vascular, friable polyps in mucocutaneous regions, predomi-
nantly in the nose and oropharynx. The rare infection
continues to pose diagnostic and therapeutic challenges due
to its relapsing course and its ability to mimic other
pathologies. The present review synthesized evidence from
published case reports of orofacial rhinosporidiosis, with
particular focus on clinical presentation, diagnostic
approaches, management strategies, and recurrence patterns.
Case reports and series were included because orofacial
rhinosporidiosis is rare disease and most cases present the
findings in an elaborate manner. These publications are the
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main clinical source for uncommon disease presentations and
give practical information when there is deficient data from
other sources [31].

The analysis of published case reports revealed that most
patients with orofacial rhinosporidiosis were young to middle-
aged men (with two cases reported in females) (Tab. I). This
demographic pattern has been consistently observed in larger
series from endemic regions, where male predominance was
more than females with a ratio>2:1 [1,6,14,21]. The
predominance of male is commonly attributed to environmen-
tal and occupational exposure, since swimming or bathing in
stagnant pond water is a recognized risk factor for acquiring
the infection. This review found fewer female cases, supporting
earlier reports that the disease is less common in women but
not limited to men [14]. The age distribution, which ranged
from the 2" to the 6™ decade, also matches the trend reported
ininstitutional data where most cases occur in the younger age
groups, possibly revealing greater outdoor exposure during
these years [8,13].

The commonest sites of involvement are the nasal cavity,
paranasal sinuses, and nasopharynx which is consistent with
the well-established predilection of R. seeberi for the upper
respiratory tract mucosa, where trauma and microabrasions
facilitate implantation of endospores [19,37]. Oral cavity
involvement, though less frequent, was documented in some
cases, confirming previous reports that oral mucosa can be
directly infected or secondarily involved from contiguous
spread [10,34]. Disseminated cases involving the lungs, skin,
or subcutaneous tissue represent the extreme clinical spectrum
and are rarely reported, but they highlight the organism’s
potential for hematogenous spread in advanced or recurrent
disease [33,37]. Clinically, the lesions described in this review
were characteristically polypoid, reddish, and friable, often
likened to a strawberry in appearance. This vascular,
granulation-like morphology is pathognomonic and has been
consistently described across decades of literature [3,6,27,34].
The duration of symptoms varied widely, from weeks to several
years, reflecting the slow-growing yet persistent nature of the
infection. Long-standing lesions were often associated with
facial deformity, proptosis, or recurrent epistaxis, depending
on the site and size of the mass [2,8,32]. These findings
emphasize the importance of considering rhinosporidiosis in
the differential diagnosis of chronic nasal and oropharyngeal
masses, especially in endemic settings, since the disease can
mimic benign polyps, papillomas, or even malignancies
[4,6,37].

The gold standard for diagnosis in all reviewed cases was
histopathology, which demonstrated sporangia of varying sizes
containing numerous endospores. This feature is highly
distinctive and remains the only reliable diagnostic method,
as attempts to culture R. seeberi have been unsuccessful [38-
41]. In clinical practice, the inability to culture the organism
emphasizes the critical role of biopsy and histopathological
examination. The constant dependence on histology in both
case reports and institutional studies reinforces its indispens-
ability. The use of imaging modalities such as CT or MRI was
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different across the reviewed cases. Some reports included
detailed radiological assessments to delineate lesion extent,
particularly in sinonasal and orbital disease [3,6,29,42],
whereas others relied solely on endoscopic or gross examina-
tion findings. The varying use of imaging reflects differences in
reporting standards and resource availability, but it also
creates inconsistency in how completely the disease was
evaluated. In the quality assessment, reports that included
imaging and complete clinical description scored higher for
diagnostic clarity compared to those that relied exclusively on
histopathology without detailing preoperative evaluation
[26,43]. Another important aspect identified was the incom-
plete reporting of follow-up. While some reports documented
outcomes for more than a year, others mentioned only short-
term recovery. This variation restricts the dependability of
recurrence data, since rhinosporidiosis is known for late
recurrences (sometimes several years after surgery) [4,29].
Similarly, adverse event reporting was found to be often
absent, with few reports addressing complications related to
surgery or Dapsone therapy. This represents a significant
methodological gap, because Dapsone, while useful in
reducing recurrence, carries risks such as hemolytic anemia
and methemoglobinemia [33,44]. Adverse event reporting was
often missing, which reduced the value of these case reports.
The methodological quality ranged from moderate to high.
Reports with complete demographic data, diagnostic methods,
surgical details, and long-term outcomes scored higher on JBI.
Those with incomplete follow-up or poor safety reporting
scored lower. Consistent use of standardized guidelines, such
as the CARE checklist, can improve the reliability and
comparability of published cases [30].

The findings of this review confirmed that surgical excision,
often combined with electrocauterization of the base, remains
the cornerstone of management for orofacial rhinosporidiosis.
This is supported by previous reports, since meticulous removal
of the lesion is essential to prevent recurrence [3,16,19,32].
However, surgical excision alone is not always curative,
especially in cases where complete clearance is difficult due to
anatomical constraints or lesion size. Adjunctive therapy with
Dapsone was widely reported in the reviewed cases, with most
authors justifying its use based on the drug’s ability to inhibit
maturation of sporangia and promote fibrosis of lesion stroma
[8,10,21,34]. In many cases, patients who received post-
operative Dapsone remained recurrence-free during follow-up.
However, recurrences still occurred in some cases despite
medical therapy, which may reflect incomplete surgical
removal or variability in individual drug responsiveness
[4,20,29]. This highlights that Dapsone is not a substitute
for surgery but serves as a valuable adjunct. The exceptional
cases of disseminated disease revealed an even greater
therapeutic challenge. In such patients, conventional surgery
is impractical, and pharmacological approaches have been
explored. Some reports described attempts with antifungals or
broad-spectrum antibiotics, but outcomes were inconsistent,
and no drug has proven reliably effective in systemic disease
[15,33,38]. These rare but severe cases emphasize the urgent



K. Chandrasekaran et al.

7

32:

’

J Oral Med Oral Surg 2026

pamoys Adeiayy
auosdep yjm
uols1xa 1eatbung
*dn-mo))0} wiay-buoy
saiinbal pue uowwod
SL 92UBLINIBL

NG ‘9ALDYD

ase Adesayy suosdeq
pue uols1oxs edtbing

sieak

2 J91ye ouaLIndal
ou !Adesayy auosdeq
UILM UOLSIIXD
1e3164ns 1nyssa2ang

dn-monjo4 sieak

€ 193Je ddUaLINdal
ou ‘auosdeq

YILM UOLSLIXD
1eaLbuns Jnyssaong

siedh ¢ e aJualnlal
oU 3A1393449 SL
UOL}BZLISINEI043I3]D
Ym

uolsxa 1eatbung
*92UBLNIBL
buryusnaud

Joy buisiwoud

st auosdeq ‘e31042
4O JuBWIeaI] By}

SL UOLJEZLINED UM
uoLsLIXd 9391dwo?)
*suotaniysut do-3sod
UIIM UOLIRULqWIOD

uL pawJoyiad

aq pnoys A1abins
‘92ua.NIaL Juaald
01 yoeosdde aA13I8Y)d
ue s1 auosdeq

YILM UOLSLIXD
pajsisse-1ase]

auopN

papodas auoN

papiodas auoN

papiodas

suoledt)dwod oy

JuopN

pajodal JoN

JuopN

syjuow 21

syjuow 4z

syjuow 42

syjuow ¢

syjuow 9g

pajiodas JoN

1"

1eak T JaYe ‘SaA

Jedk T uaye ‘sap

JUON

(sysuow 9 1oy Ajrep
BwoQt) suosdeq

(syauow 9 o4

oN Aep/bwpoT) auosdeq

ON

ON

pajiodas JoN

ON

(Rtep
Bwppt) suosdeq

JUON

(sased Jay3o uL

pasn auosdeq) auoN

uoruanad
92UaLINJ3
104 suosdeq

ssew eabufseydoseu
40 uoisxd ‘A1abins
snuis J1dodasopua
1euoljouny

snuts Aseqixeuw
4O JUBWAPLGIP
‘uols1oxa Jidoasopul

snuts Aieyixew
40 abejaund pue
Asdoiq euoisioxg

UoI1eZLIBINED YIUM
uoLsLoxa 939)1dwo)

uoLsa) 40 aseq 3e
UOL}eZLIaINEI01393]]

(yoeoudde jeaong
1eso0-esjut) Asdolq
abpam jeuoisioul

uotstaxa didoasopua
palsisse-iase]

Asdoiq
uL sasods ua3ybnep
ym etbuesods ‘sap

salodsopua
ym erbuesods

paNeM-}LLY ‘oA

Asdolq uL sasodsopua
ym etbuesods ‘sap

Asdolq uL sasodsopud
ym erbuesods ‘sap

Asdolq uL sasodsopua
ym eibuesods ‘sop

Asdolq uL sasodsopud
yim etbuesods ‘sap

Asdolq uL sasodsopua
yim erbuesods ‘sap

(Ayined
jeseu ‘sasnuts
Areqixew) ueds |)

(sasnuts
jeseueled) ueds |9

(ewoey ‘snuts
Areqixew) ueds |9

(ysu
pue 32ej) ueds |)
padueyua-jsesjuo)

(pue1b pryosed
ybu) Aydesbojels

papodas butbewt oN

papodas butbewt oy

[2€]
(2102) v 32 S nqeg

[%] (g202)
0 32 31 Buoj

[e1]
(6102) v 32 7V 1zBY

[€] (5202) S utems

]
(2202) "0 32 ysojues

[81] (s102)
‘b 32 Jewnyysawey

[£2] (2z02)
‘Ib 32 pemeppoq

uoLsNOU0)

suoryeandwo)

(syjuow) dn-mo7jo4

QIULINIJY

JuaW3eaL] 1BILPAY

uoLjuaAIajuL 1edLBINg

Kbojoyzedolsty

(adAy) Burbews

1eak / soyiny

*sisoLpLiodsoulys 1eLoe4010 JO S3sed pajiodal UL SIWO0IINO0 pue ‘suoliuaAidjul dinadelayy ‘salpjepow disoubelq °II 3qel



K. Chandrasekaran et al.

7

32:

’

J Oral Med Oral Surg 2026

*syuow

21 Jaye sduaundal
ou pue ‘aAl}d4d
Sem uoljezuained
Yim paulquiod

(jebunyiyue

uo3enbe0201323)2

annisod

-Syd ‘sasodsopud (sasnuts [%] (2102)

uoLsLIxXad eatbing JuoN syjuow 2t ON oyloads ou) suoy  ‘uoistoxad didodsopul  ypm eibuesods ‘sap  jeseu) Ael-x ‘ueds |9 ‘Ip 32 S eaebieyg
-asdejas Juanaud
03 JuaLdLYNSuL
sem Adesayy suosdeq
{eak 1 1oye
Pa1IN220 3duaLINdal
INQ dA1}I3YD Sem
UOLIZLIdINED UM (Adesayy UOLIBZLISINED UM sasodsopud (1eseu [62]
uoLsLoxa Jrdoasopuy JUON syjuow gt 193€] 4e3A T ‘S9p snotaaid) suosdeq  uolsioxs didodsopug ym erbuesods pue snuts) ueds 13 (0202) v 72 WO LY
*dn-mon)0} syjuow UOLSIIXd
9 18 ddUANIA apwm ‘A1abins
OU 9AI129)0 d1am snuts J1doasopua
Adesayy suosdep papodas ‘uolyesado  Asdolq ul saiodsopua  (Ajiaed jeseu ‘snuls)
pue uoLsSXa apLy  suoljedandwod oN syjuow 9 ON (do-3sod) suosdeq In7-119mp1e) ym etbuesods ueds 1) ‘Aes-x  [#€] (9102) ¥ Yeys
‘uotjuanald
9JUaNIAL
10y Adesayy suosdeq UOL}eZLI9INeI043I3)3
9A13034J3 Sem ‘uolsa) 1e3Lqio saiods
UOLIZLIdINED UM /32Np Jewwde|0SeU 40 sazis burfiea (31940 [61]
uolsoxa didodsopuy  suoijeddwod oN syjuow 9 ON (do-3sod) suosdeq JO uOoISLOXd SpIM  Yim elbuelods ‘e ‘sasnuts) ueds 13 (9102) 70 32 WY Asq
‘elLwaUe
s1kjowsy Aresodwsay
pasned auosdep
ybnoyy ‘suotsa) Jsow (suosdeq auLIas0)Ad
Butajosal uL aAL3dRYd fuiddoys ‘910ZBU0J0}3)
sem sjuabe ayjo 1ae panjosal) ‘g uusjoydwe pajels Adesayy
pue g uuajoydwe erwaue d13kjowsy jewosodl) 03 Brup-13nw aseasip
Jewosodl] ym aunwuwtojne Adesayy  payopms iaje) ‘(Aep pajeutwasstp 03 Asdoiq ut salodsopua (bum) [e€] (1202)
Adesayy brup-nly  paonput-auosdeq Syluow 9 9} ddUdLNIAI ON /bw 00T1) suosdeq anp pauuopad JoN  yim etbuesods ‘sap  ueds | ‘Aes-x 3say) ‘Ip 32 Y ysoyo
dn-mo1)04 Jo syjuow
9 133je 3duaLndal
ou {)NyssadNs sem Buuojtuow aanyesado uorjezuaned Asdorq ul sasodsopud [9] (0z02)
uolsLoxa Jrdoasopuy  suoredndwod oN syjuow 9 ON -3s0d Ajuo ‘suoN  ‘uoisioxa didodsopuy  yim etbuesods ‘sap (peay) ueas |9 ‘Ip 32 {y seuy
‘uowwod
SL 92UB.LINIAL
!ss920ns Jetped
uoLsnjIu0) suoizeandwo)  (syjuow) dn-mopjo4 90ULNIVY JuSWieaL] |eILPI  uoludAIRIUL JedLbINg Kbojoyzedolsiy (edAy) Burbewt 1eaf / soyiny

"(panuyuod) °11 31qey



J Oral Med Oral Surg 2026;32:7

Table II. (continued).

Complications Conclusion

Follow-up (months)

Histopathology Surgical intervention Medical treatment Recurrence

Imaging (type)

Author / year

Surgical excision was
successful, and no

No

3 months

Surgical excision and None (monitoring)

debridement of

Yes, sporangia with

endospores

None (clinical
diagnosis)

Putthia H et al.
(2018) [10]

recurrence after 3

affected tissue

months. No need for
further antifungal

treatment.

Complete excision

Dysphagia

12 months

No

Complete excision of None

Nasal endoscopy, Yes, sporangia with

clinical diagnosis)

Chandran A et al.

and cauterization

endospores in biopsy the mass, bipolar

(2020) [35]

were effective, and

cauterization of the

base

no recurrence after 1

year.

Surgical excision
with dapsone
therapy was

No complications

reported

12 months

No

Dapsone (100 mg/
day for 6 months)

Excision of laryngeal
lesion, nasal, and
oropharyngeal

Sporangia with
endospores
lesions,

CT scan, X-ray

Devaraja K et al.
(2018) [36]

(sinuses, larynx)

effective; no

recurrence after 1

radiofrequency

Coblation

year.

K. Chandrasekaran et al.

need for research into alternative therapeutic strategies
beyond the current surgical-medical model. An important
observation in this review was the inadequacy of long-term
follow-up in many reports. Since recurrence is a hallmark of
rhinosporidiosis, often occurring months or years after
treatment, short-term follow-up cannot be equated with cure.
Studies that documented outcomes for more than a year
provided more meaningful insights into recurrence rates, while
those with only brief follow-up risked underestimating the true
burden of relapse [17,41]. This highlights the significance of
structured, long-term monitoring in affected patients, with
follow-up extending beyond the immediate postoperative
period.

The synthesis of case reports in this review reaffirms the
established principles of rhinosporidiosis management but also
exposes persistent gaps in evidence quality. The dependence on
histopathology for diagnosis remains unchallenged, and surgery
with adjunctive Dapsone continues to represent the most
effective strategy for localized disease. However, recurrence
persists as a challenge, partly due to incomplete excision,
difficulty accessing deep sites, or inadequate follow-up. The
review highlights the importance of suspecting rhinosporidiosis
in patients presenting with chronic nasal or orofacial polyps,
particularly in endemic regions. The classical strawberry-like
morphology should prompt biopsy, and clinicians should aim for
complete excision with electrocauterization, followed by
medical therapy when appropriate. Structured follow-up
extending beyond one year should be standard practice, given
the risk of late recurrence. This review also highlights several
unmet needs. Future case reports should adhere to standardized
reporting frameworks to ensure completeness and reproducibili-
ty. Systematic documentation of adverse events, particularly
with Dapsone, is necessary to balance efficacy with safety.
Innovative therapeutic options for disseminated rhinospori-
diosis warrant investigation, as conventional management
remains inadequate for systemic disease.

Strengths and limitations: This review systematically
synthesized evidence on orofacial rhinosporidiosis and
provided the first structured framework on various clinical
and management aspects. The strengths include comprehen-
sive databases searched, strict eligibility criteria, and
standardized quality assessment using the JBI checklist,
which ensured methodological rigor. The review highlights
consistent patterns of clinical features, confirms histopathol-
ogy as the diagnostic gold standard, and evaluates combined
surgical and pharmacological strategies. However, limitations
arise from dependence on only case reports and small case
series, which are prone to reporting bias, incomplete follow-
up, and underreporting of adverse events. The geographic
concentration of cases in endemic regions also restricts the
generalizability. Future multicenter research is crucial to refine
management strategies and improve outcomes in this
neglected infection. Future studies should define clear
diagnostic criteria, test treatment methods across centres,
and set up regional records to monitor cases and patient
recovery.
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Table ITI. Quality assessment for case reports done using the tool for evaluating the methodological quality of case reports and

case series [31].

S. No Author (year) Selection A1 A2 (1 (2 (3 C4 Reporting Total Quality
score
1 Doddawad et al. (2022) [27] 1 1 1 o 1 0 1 1 6/8 Moderate-High
2 Rameshkumar et al. (2015) [18] O 1 1 1 0 0 1 1 5/8 Moderate
3 Santosh et al. (2022) [2] 1 1 1 0 1 1 0 1 6/8 Moderate-High
4 Swain SK (2025) [3] 1 1 1 1 1 0 1 1 7/8 High
5 Kazi AZ et al. (2019) [13] 1 1 0 1 0 1 1 1 6/8 Moderate-High
6 Tong TK et al. (2023) [4] 1 17 1 1 1 0 1 1 7/8  High
7 Babu S et al. (2012) [32] 0 1 1 0 0 1 1 1 5/8 Moderate
8 Arias AF et al. (2020) [6] 1 1 1 0 1 1 0 1 6/8 Moderate-High
9 Ghosh R et al. (2021) [33] 1 1 1 1 0 1 1 1 7/8 High
10 Dey AK et al. (2016) [19] 0 1 1 0 1 o0 1 1 5/8 Moderate
11 Shah R (2016) [34] 1 0 1 1 0 1 1 1 6/8 Moderate-High
12 Ali GM et al. (2020) [29] 1 1 1 0 1 1 0 1 6/8 Moderate-High
13 Bhargava S et al. (2012) [4] 0 1 0 1 0 1 1 1 5/8 Moderate
14 Putthia H et al. (2018) [10] 1 1 1 0 1 o0 1 1 6/8 Moderate-High
15 Chandran A et al. (2020) [35] 1 1 1 1 0 1 1 1 7/8 High
16 Devaraja K et al. (2018) [36] 1 0 1 1 0 1 1 1 6/8 Moderate-High
Table IV. Risk of bias assessment individual studies - JBI's tool for case series.
Author (year) Item 1 Item 2 Item 3 Item 4 Item § Item 6 Item 7 Item 8 Item 9 Item 10 Overall
Babu S etal. (2012) &k + ++ ++ NA = ++ + ++ + +
Bhargava S et al. (2012) e ot ++ + ++ i ot - et - +
Rameshkumar et al. (2015) + ot e + R E R - - + +
Dey AK etal. (2016) s + ++ E et - et + + R et
Shah R (2016) e o o e - e et +4 ot et ot
Devaraja K et al. (2018) e ot - NA E St ot - et -
Putthia H et al. (2018) + ++ - B et 4 - ot e e -
Kazi AZ etal. (2019) R + o s et - s + ot 4 ot
Arias AF et al. (2020) e Gt et e Gt e B NA o et et
Ali GM et al. (2020) + ot o + et E St = o + +
Chandran A et al. (2020) e + +t E G NA ot + - e it
Ghosh R et al. (2021) e t - e et R et et e et o
Doddawad et al. (2022) e ot et e et = et + et 4 +t
Santosh et al. (2022) e + e R R et NA ++ NA et 4t
Tong TK et al. (2023) e ot 4 + St + ot +t NA . -
Swain SK (2025) e -t 4 e e R it it e - e
Conclusion highlights certain challenges, including late recurrences, inade-

Hence, the present review reports published evidence on
orofacial rhinosporidiosis and shows its relevance in routine clinical
practice. Clinicians should consider the disease when patients
present with strawberry-like polyps in the oral or sinonasal region
and confirm diagnosis through histopathology, as imaging alone
often proves inconclusive. Surgical excision with cauterization
remains the mainstay of management, and adjunctive Dapsone may
reduce recurrence, though safety monitoring is essential. The review

10

quate reporting of adverse events, and the absence of effective
options for disseminated disease. Standardized reporting using the
CARE checklist, structured long-term follow-up, and exploration of
novel pharmacological or immunological therapies are strongly
recommended.
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