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Abstract:

Rhinosporidiosis is a chronic granulomatous infection of the mucous membranes that usually

manifests as vascular friable polyps in the nasal cavity. It frequently involves the nose and

nasopharynx. But occasionally the lesions may be found in anatomically distant sites like

conjunctiva, rectum and external genitalia. Traumatic inoculation from one site to others is
common as in Laryngeal rhinosporidiosis. The buccal cavity (cheek) is only rarely affected. We

report here a unique case of rhinosporidiosis left cheek in a 32 year old man presented as an

ulcerated mass on left side of cheek.
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Introduction:

Rhinosporidiosis is a granulomatous disorder
caused by Rhinosporidium seeberi. It is a
chronic disease affecting primarily the mucosa
of the nose, conjunctiva and urethra.
Approximately 90% of all known cases occur in
India, where the prevalence has been
estimated at 1.4%1!, and in Sri Lanka. The
disease has also been reported in America,
Europe and Africa?. Except in ocular
rhinosporidiosis, this has a female
preponderance, rhinosporidiosis in respiratory
sites shows a higher incidence in males.
Infection is usually caused by contact with
stagnant ground water such as that in lakes
and ponds. Clinically, the disease presents as
polypoid, tumour-like, papillomatous or warty
lesions which are hyperplastic, highly
vascularised and friable. They may be sessile
or pedunculated. The common sites are the
nose (the primary site of infection), the eye and
its appendages, conjunctiva and the urethra.
The larynx, trachea, skin and lungs are less
frequently involved. The most common sites
in the upper respiratory tract are the anterior
nares and the inferior turbinates, the septum
and the floor of the nasal cavity. Posteriorly,
rhinosporidial polyps occur in the nasopharynx,
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larynx and soft palate. The buccal cavity (cheek)
is only rarely affected. About 15% of cases of
rhinosporidiosis are ocular in location, in the
bulbar and palpebral conjunctiva. Osteolytic
bone infiltration 1is another clinical
presentation. Generalised rhinosporidiosis
with skin and visceral involvement is
extremely rare3. It is an infective but not an
infectious, contagious or toxic disease. History
and histopathology of specimen with high index
of suspicion are helpful for proper diagnosis. At
present, surgical excision with cauterization
of base followed by a course of oral dapsone
seems to have convincing result®.

Case Report:

A 32years old manual laborer male was admitted
to the dept of ENT & Head Neck Surgery, Dhaka
Medical College Hospital with a painless
ulcerative growth on left cheek for about 2 years
& left sided nasal mass for about 9 years.
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Rhinosporidiosis Cheek: A Very Rare Presentation

On examination a non-tender, cauliflower-like,
ulcerative growth about 3cm x 3cm was present
on left cheek. Oral cavity, parotid gland, was
not involved & there was no lymphadenopathy.
On examination of nose, a pink colored mass
was seen in left nares anteriorly, occupying
the whole space, but posterior nares was not
involved. Examination of ear revealed no
abnormality. Overall systemic examination
was normal. His blood counts, ESR, blood sugar,
liver and renal function tests, chest x-ray and
abdominal ultrasonography were within normal
limits. CT-scan of PNS with contrast was done
and was suggestive of invasive fungal infection
involving the left nasal cavity extending to
adjacent left cheek. Serology for HIV was
negative. Patient was operated under general
anesthesia.

Per operative findings revealed that both the
masses were separate.

The nasal mass was removed, turbinectomy
was done and the growth on cheek was removed
by broad base excision & wide base
cauterization. Skin was apposed by 3-0 proline.
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Both the tissues were sent for histopathological
examination, which revealed rhinosporidiosis.
Patient was given dapsone therapy (100 mg/
day), and was advised regular follow up to assess
response to dapsone. There was no recurrence
in six month period.

Discussion:

Rhinosporidiosis is known for over a hundred
years and was first described in Argentina.®
Rhinosporidium seeberi is the etiological
agent. Morphologically, it resembles both
fungi and protozoa, and its taxonomy has been
debated for decades. The micro-organism has
not been isolated or grown in microbiological
culture,® and its taxonomic position was only
resolved in 1999 when Herr et al,” using
molecular biological techniques, definitively
placed it in a new class, the Mesomycetozoea.
This classification was independently
confirmed in 2000.8 Rhinosporidiosis is
endemic in south Asia, notably in southern
India, Bangladesh, Nepal and Sri Lanka®. It
is commonly seen in young males. It is
thought to occur through contact with
stagnant water!?. Bathing in infected ponds
with local trauma resulting in abrasion to
mucous membrane and skin may precipitate
the initiation of the diseasell.
Transepithelial infection through
traumatized epithelium is the presumed
mode of infection from the natural aquatic
habitat of the organism®.Cutaneous lesions,

243



J Dhaka Med Coll.

although rare, can occur due to autoinoculation!®
or haematogenous spread!? and are classified
as:

1. Satellite lesions around the nasal polypoidal
lesions

2. Disseminated lesions with visceral
involvement

3. Primary cutaneous lesions without internal
organ involvement.?

Usually it presents with epistaxis, nasal
obstruction and a mass inside in nasal cavity.
The mass is leaf like, pinkish, granular with
strawberry like appearance and the surface
studded with whitish spots. The mass is
pedunculated, friable, and bleeds on touch.
Histopathology is diagnostic showing multiple
budding sporangia embedded in a fibrovascular
stroma infiltrated by chronic inflammatory
cells.*13 Spontaneous regression of lesions can
rarely occur, however it should be treated early
in order to prevent extension of lesions or
dissemination. Mode of treatment is mainly
surgical. Diathermy excision is the treatment
of choice, but in spite of this recurrences have
occurred.!* Total excision of the polyp,
preferably by electrocautery, is recommended.
The only drug that has been found to have some
anti-rhinosporidial effect is dapsone (4,4
diaminodiphenyl sulphone), which appears to
arrest the maturation of the sporangia and to
promote fibrosis in the stroma when used as
an adjunct to surgery.!> Dapsone is usually
given in an attempt to cure or prevent the
recurrence of rhinosporidiosis.!®

Conclusion:

Rhinosporidiosis is a chronic granulomatous
infection caused by Rhinosporidium seeberi.
Mucosal involvement of the nose, nasopharynx
and soft palate in the form of sessile or
pedunculated vascular polyps is the most
common presentation. Disseminated
cutaneous lesions without mucosal
involvement and/ separate involvement of
nose and cheek are extremely rare.!” The mode
of spread in our patient could have been due to
autoinoculation but is more likely to have been
haematogenous spread.
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