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ABSTRACT

Neurilemmoma or Schwannomas are benign tumour arising from the nerve sheath of myelinated nerve. Head neck neurilemmomas
are not uncommon but intraoral region is very uncommon for this type of tumour:

A very rare case of buccal neurilemmoma in an eleven year old child, but much larger than other reported case is reported in
Among the intraoral subsites, very few cases of neurilemmoma are reported to be situated in the buccal mucosa. Diagnostic
dilemmas due to Fine needle aspiration cytology with features often resembling that of pleomorphic salivary adenomas are
reported. The size of the tumour was larger than the cases reported in literature till date. The age of the patient was also much

younger than the other reported cases, which made the present case unique.

Neurilemmoma, Cheek; Magnetic Resonance Imaging; Histopathology.

eurilemmomas are benign tumors arising from

the Schwann cells of peripheral, cranial and

sympathetic nerves. The terms Neurilemmoma
and Schwannoma are often used interchangeably.!
One-fourth of Extracranial neurilemmomas occur in
cervicofacial region but intraoral neurilemmomas are
extremely rare with only 1% incidence.” Tongue is the
most common intraoral subsite,” but neurilemmoma
in buccal mucosa are seldom reported. Due to scarcity
of the reported cases, no specific clinical features are
described in texts, and the final diagnosis can only be
arrived after histopathological examination or sometimes
immunohistochemistry. One such extremely rare case in
an 11 year old boy is reported in the present article along
with literature review.

Case Report

An eleven year old male patient presented in outpatient
department with a swelling in left cheek for the last one
year. There was no history of trauma or surgery. The
swelling was painless, gradually progressing in size, and
not associated with any signs of inflammation.

On inspection, a single large swelling of about 6x2
cm was present in the left cheek pushing the angle of
mouth inferiorly. The skin over the swelling was normal.
Intraoral examination revealed that the swelling was
submucosal at the inner aspect of upper lip and extended
up to the buccal mucosa opposite to the left second
molar tooth.(Fig.1)

The gingivolabial and the gingivobuccal sulcus were
not involved. Oro-dental hygiene was well maintained
and dental status was appropriate for the age.

On palpation, there was a single, non-tender swelling
of 6x2 cm size. It was firm, bosselated, mobile and not
fixed to the buccal mucosa or the overlying skin. The
cervical lymph nodes were not palpable.

The patient was subjected to fine needle aspiration
cytology (FNAC) shows epithelial cells and myoepithelial
cells arranged in a background of fibromyxoid stroma
giving a likely impression of pleomorphic minor salivary
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gland tumour.

Magnetic resonance imaging was then advised to
assess the extent and other soft tissue involvement

Fig. 1 Clinical photograph of the patient

which showed a lobulated hyperintensed soft tissue
lesion involving anterior portion of left cheek without
much perilesional oedema.(Fig. 2)

Complete excision of the mass under general
anaesthesia was planned. Wide excision of the tumour
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Fig. 2 Magnetic resonance imaging (axial and coronal views)

along with rim of normal tissue was done via intra-oral
route. Macroscopically, it was a rubbery, tan-white,
lobulated mass with size of 7x3 cm.(Fig. 3)

Microscopically, there were hypercellular areas
(Antoni A) composed of monomorphic spindle shaped
schwann cells forming verocay bodies in focal spaces
interspersed with hypocellular (Antoni B) areas. Some
thick hyaline walled blood vessels were also seen.(Fig.
4)

Based upon the presentation, clinical, radiological
and histopathological findings the diagnosis of
Neurilemmoma of the buccal mucosa was made. At
15 days post-operative follow-up, surgical wound was
healed completely and the swelling was resolved. (Fig.
5) The patient was followed up for 12 months further
without any recurrence.

Discussion

The term ‘Schwannoma’ had been attributed in the
past either for neurofibroma or neurilemmoma. But
the present concept is that, the first one originates from
perineural cells and the latter one from Schwann cells
and the term schwannoma can be interchangeably used
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with neurilemmoma.

Verocay in 1910 first described a group of neurogenic
tumours, termed as ‘neurinomas’.* In 1935, Stout
proposed that these tumours arose from nerve sheath

Fig. 3 Macroscopic view of the tumor

elements and they were termed ‘neurilemmomas.’ So
any myelinated nerve fibre, which have Schwann cell
can give rise to schwannoma (neurilemmoma). There is
a predilection for the head, neck, and flexor surfaces of
the upper and lower extremities.® 25% of the extracranial
neurilemmomas are reported in head and neck region
but only 1% in intra-oral region.” Clinically, intraoral

Fig. 4 Histopathology showing Antoni A (Black arrow)
and Antoni B (Blue arrow) areas

schwannoma can be of two types—an encapsulated
or non-capsulated lesion. But histologically, there
are five varieties—common, plexiform, cellular,
epithelioid, and ancient schwannomas.”® Among the

intra oral sites affected by neurilemmomas, tongue is
the most common.*® Cheek is much rare site of this
type of tumour. Gallo et al. analyzed 157 cases found
in literature, where 45.2% of the cases involved the

e

Fig. 5. Clinical Photograph of the patient after 15 days

tongue and only13.3% involved the cheek.'” Due to
rarity of the cases of intraoral neurilemmoma, there
is no epidemiological data regarding it. Sanchis et al.
described 12 cases of intraoral neurilemmoma, where
the mean age was 29.5 = 12.1 years and minimum age
was 16 years with equal gender distribution.!!

The present case is much younger than most of
the reported cases. Most of the cases were presented
with only painless swelling®!"> as the present case.
Nakayama et al. reported a maximum diameter of lesion
to be 55 mm in a female patient;'"* Dayan et al. reported
ancient schwannoma with a maximum diameter of 31
mm.'* Sanchis et al. in their series reported 12 cases
with maximum size of 4 cm.! The present case was
much larger than most of the reported cases of intraoral
neurilemmoma.

There are no specific symptoms or signs suggestive of
this type of neoplasm. Fine needle aspiration cytology
(FNAC) often inconclusive.'""® Dey et al. in their
study concluded that, though FNAC is a very useful
diagnostic tool in cases of neck masses but in cases
of tumors of neurogenic origin it is often have a low
accuracy.'® FNAC often missed the diagnosis of intra
oral neurilemmoma and mostly reported as pleomorphic
adenoma.”® The same had occurred in the present case.

The present reported case is unique in some aspects. It
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a case of intra oral neurilemmomas in a patient of much
younger age than other reported cases whereas the size
is much bigger than other reported cases in English lit-
erature till date. A diagnostic dilemma was there due to
FNAC report as pleomorphic adenoma but the histo-
pathological pattern with presence of Antoni A and B
areas and Verocay body confirmed the diagnosis. The
patient was successfully treated with surgical excision
without any recurrence after one year of follow up.
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