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Abstract

Rhinosporidiosis is a chronic granulomatous infective disease caused by fungi, Rhinosporidium seeberi. It
occurs universally and is endemic in India, Sri Lanka and in South Asia. Rhinosporidiosis classically
involves anterior nares, nasal cavity, nasopharynx, larynx and soft palate and presents as a localized
polypoid mass. However Rhinosporidiosis involving parotid duct is rare. The case discussed here is of
a 55-year-old male who presented with a sudden onset of unilateral facial swelling associated with on and
off pain during mastication. Cytological findings was inconclusive and was suggestive of retention cyst.
Although rhinosporidiosis was not taken into consideration in the clinical differential diagnosis,
histopathological diagnosis confirmed the case to be rhinosporidiosis.
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Introduction

Rhinosporidiosis is a  benign  chronic
granulomatous disease caused by Rhinosporidium
seeberitl.  Although rhinosporidiosis  occurs

any literatures and modem of information is
available only in the form of case reports.

Case Report

universally with higher occurrence in parts of
South Asia, it is endemic, especially in Southern
India and Sri Lanka®™. Nasal cavity is the most
common site of infection™ Other sites affected
includes the nasopharynx, larynx, oropharynx,
conjunctiva, lacrimal sac, and genital mucosa.
Intraorally, rhinosporidiosis is known to involve
the lip, palate, and uvula, secondarily, by direct
extension from nasal and nasopharyngeal
lesions™. However primary involvement of the
parotid duct is extremely rare which prompted
us to report. The exact incidence is not reported in

An 55 -year-old male reported to the surgery OPD
with complaints of swelling on left side of the face
since 20 days, associated with a history of sudden
increase in its size and occasional pain associated
with swelling during chewing of food . There was
no history of any trauma or any drug intake in the
recent past. On clinical examination, patient was
moderately built with no signs of pallor, jaundice,
or lymphadenopathy. Systemic examination also
did not reveal any abnormalities. The nose,
nasopharynx, oropharynx, and eyes appeared
normal. On local examination, there was a single,
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soft to firm consistency, discrete extraoral
swelling on the left side of the cheek measuring
about 4x3cm, that initially started (infront of
tragus) in the parotid region and then extended
anteriorly to masseter muscle to involve other
portions of the face [Fig 1]. Skin over the swelling
was normal in color and texture with no local rise
of temperature that ruled out possibility of any
cellulitis .The swelling was mildly tender on
palpation with no fixity to underlying skin or
structure. There was mild restriction of oral
movements. Intraoral examination showed no
evidence of caries tooth but the patient gave
history  of tobacco chewing which he had
discontinued few months back Routine
laboratory investigation revealed mild
eosinophilia (eosinophils 12%). Ultrasonography
(USG) showed a cystic lesion in the subcutaneous
plane of cheek in the parotid region of size 3 x
1.6cm, with echogenic debris and internal
septations . With clinical diagnosis of cystic
lesion the patient was sent for FNAC to rule out
possibility of any malignancy if any, as the
swelling was rapidly enlarging and also taking
into consideration the age of the patient. FNAC -
Serous fluid aspirated and smear shows few
aggregates of benign epithelial cells and
macrophages, compatible with retention cyst,
advice to go for an incisional biopsy before
undergoing any other major surgeries . Incisional
biopsy revealed dilated duct of the parotid gland
lined by columnar epithelium with areas of
squamous metaplaisa with sub-epithelial dense
lympho-plasmacytic infiltration admixed with
sporangia of varying sizes containing numerous
daughter spores of Rhinosporidium seeberi
[Fig 1 (a)(b)(c)(d)]. The surgeons then incised the
stenosed intraoral opening of left parotid duct and
cannulated the duct and the cyst and sutured it to
oral mucosa to keep it in position so that intraoral
drainage of left parotid gland secretion was
maintained. After complete drainage of the duct
the stent was removed after 1 week and the
patient was prescribed oral dapsone for 6
months. Patient responded well to Dapsone and

within a month his facial swelling decreased in
size.

-

Fig 1 (a) S.cénn' r view 40x —Showing Parotid
duct and smooth muscle with fibrofatty areas.

£3 &
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PR 5 el
Fig 1 (b) LP 100X- Subepithelial tissue showing
good number of spores

Samira Kumar Behera et al IMSCR Volume 07 Issue 07 July 2019

Page 911




Fig 1 (d) LP100X
Fig 1 (c) (d)-LP100X Showing double walled
chitinous  walls of Rhinosporidiosis admixed
with lymphoplasmacytic infiltrate.

Discussion

Rhinosporidiosis is a chronic granulomatous
infection, predominantly affecting the mucous
membrane of humans. Clinically it presents as a
polypoidal strawberry like mass, pink to purple in
colour studded with white punctuate spots that is
highly vascular and easily bleeds on touch.
Rhinosporidiosis can occur at any age but
commonly encountered between 20 to 35 years,
with a slight male predilection [M:F=4:1].

It is unusual unicellular pathogen that is difficult
to culture and whose taxonomic classification is
also controversial .Previously the causative
organism has been considered to be a fungus but
now it has been included into a novel group of fish
parasites  mesomycetozoea (a class  of
microorganisms intermediate between animals and
fungi) based on phylogenetic analysis of
Rhinosporidium seeberi’s 18 S Small Subunit
Ribosomal DNAP®!,

Majority of the cases occur in upper respiratory
tract, notably anterior nares, nasopharynx, larynx,
and soft palate .Transepithelial infection through
the traumatised epithelium (most commonly
through nasal mucosa) is considered the usual
mode of infection considering the natural aquatic
habitat of this organism!®. Present case of
rhinosporidiosis of the parotid could have resulted

due to washing mouth and taking bath using
infected pond and well water. The natural patulous
opening of the parotid duct in the oral cavity could
have promoted a quick passage of the spores into
the parotid duct causing ductal  stenosis and
resulting in the development of the cyst.
Following diagnosis and on probing the personal
history we came to know that the patient was a
pond bather and also uses the same water for
his routine early morning activities .

The first case of rhinosporidiosis of the parotid
duct was reported by Topazian RG in the year
1966, Involvement of the stensen’s duct is rare
and only few cases reported in the literature in last
10-years®®®¥. In most of the the published case
reports, patients usually presented with a cystic
swelling in the cheek and were provisionally
diagnosed as  stensen’s  duct  cystl"®,
Rhinosporidiosis was not suspected in any of
these cases [similar to our case] where it was
suspected to be a benign retention cyst of parotid
duct . The diagnosis was confirmed only by
histopathological examination of the excised
tissue from the duct that was sent after incisional
biopsy. The mature stage of Rhinosporidium
seeberi consists of characteristic large, thick-
walled spherical structures with an apical pore
called 'sporangia’ (50-1000 pum) in various stages
of maturation containing smaller daughter cells
called ‘'sporangiospores’ (20-80 um). The
sporangia and sporangiospores of the organism
can be highlighted by typical fungal stains such
as Gomori Methenamine Silver(GMS), Periodic
Acid-Schiff (PAS), and mucicarmine as well as
with standard haematoxylin and eosin stain.
Mucicarmine is  particularily  helpful in
differentiating Coccidioidesimmitis as its
sporangia and spores do not stain positively™.
Also intrasporangial endospores of R.seeberi are
larger and more numerous than in C.immitist®.
Another entity that needs to be mentioned here is
Spherulocystic disease or (Myospherulosis) that
also resembles the endospores of R.Seeberi. It is
ascribed to erythrocytes altered by lipids, the
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altered erythrocytes do not stain with GMS stain
that readily stains R.seeberi.

Surgical excision is the treatment of choice in a
case of parotid duct rhinosporidiosis, though
minimally invasive surgery along with dapsone
can be tried in selected cases similar to our case
(8] Drug of choice is dapsone that appears to be
promising as it is known to arrest the maturation
of the sporangia, accelerate degenerative cases
and also promote fibrosis in the stroma, when
used as an adjunct to surgery™”. Recurrences are
known to occur due to spillage of endospores on
the adjacent tissue or incomplete excision. Our
patient is doing fairly well after 3 months of
dapsone therapy with no bouts of recurrence as of
now.

Conclusion

The purpose of this report is to encourage
clinicians to be aware of the differential diagnosis
of proliferative growth in the parotid duct, even
in those from nonendemic areas . Meticulous work
up in such cases and selection of minimally
invasive techniques and medications might solve
the problem thus helping patients to avoid
unnecessary surgical excision as in our case .
Histopathologist  should also  consider a
differential diagnosis of rhinosporidiosis during
examination of any granulomatous lesions
involving the mucous membranes especially in the
endemic areas. An adequate follow up is
essential in these cases as they are prone for

recurrances and widespread fatal
dissemination™®! .
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