Unusual presentation of more common disease/injury
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Mucoepidermoid carcinoma

Ramaraju Devaraju, Ramlal Gantala, Harisha Aitha, Srikanth Goud Gotoor

SUMMARY

Salivary gland tumours comprise almost 5% of head and
neck malignancies. Minor salivary gland tumours
account for 10-15% of all salivary gland neoplasms and
are usually malignant. The second most common minor
salivary gland tumour (12-40% globally) is
mucoepidermoid carcinoma. Mucoepidermoid carcinoma
is more frequent in females, occurs in the fifth decade of
life and is usually found in the parotid gland. However,
the palate is a frequent site when it occurs in the minor
glands. We report a case of a high-grade variant of
mucoepidermoid carcinoma in the right retromolar
trigone of a 21-year man which was treated with wide
excision of the tumour with a 1.5 cm margin.
Reconstruction was done with a buccal fat pad
posteriorly with a pedicled lateral tongue flap. Temporal
stripping and right coronoidectomy was carried out in
case of post-surgical wound contraction. The patient is
currently under periodic review.

BACKGROUND

A review of the literature indicates that mucoepi-
dermoid carcinoma (MEC) is the second most
common malignant minor salivary gland neoplasm.
The retromolar area is a rare site for the presenta-
tion: a review of 265 minor salivary gland tumours
showed only 6.4% occurred in the retromolar
region." The authors here report a case of high-
grade MEC in a 21-year-old man in the right retro-
molar trigone. After 8 months of follow-up there
have been no complications or lesion recurrence.

CASE PRESENTATION

A 21-year-old man presented with a 2-month
history of swelling in his lower right back teeth
region. The swelling was insidious in onset and had
gradually grown to its current size. The patient had
a 15-day history of pain which was sudden in
onset, dull and continuous, and was worse while
eating food. His past medical, dental, social and
family history was unremarkable. On intraoral
examination, a solitary well-defined oval-shaped
erythematous swelling of size 1.0X0.8 cm was
noticed in the right retromolar area distal to 48
extending anteriorly from the distal surface of 48
to the anterior part of the right faucial pillars pos-
teriorly; medially it extended to the depth of the
right lingual vestibule, and laterally into the right
retromolar trigone musculature (figure 1). The
surface of the swelling was depressed at the centre
(mimicking a sinus tract), and was irregular with
everted margins. The swelling was soft to firm, and
was tender on palpation associated with bleeding.

Figure 1 Clinical photograph showing a solitary
erythematous swelling in the right retromolar area.

INVESTIGATIONS

An orthopantomogram revealed a permanent set of
dentition without any osseous invasion (figure 2).
A mandibular axial CT revealed a soft tissue expan-
sile mass 1.6x1.2 cm in size in the right retromolar
trigone without any bony invasion (figure 3).
Haematological evaluation revealed normal values
after which an incisional biopsy was performed in
the perilesional area under local anaesthesia and
the tissue sample was submitted for histopatho-
logical evaluation. An H&E stained microscopic
tissue section showed overlying dysplastic stratified
squamous epithelium with underlying connective
tissue exhibiting strands, cords and whorls of squa-
mous cells which were polygonal to ovoid in shape
with eosinophilic cytoplasm and predominantly
vesicular nuclei. Duct-like areas of varying sizes

Figure 2 Orthopantomograph revealing permanent
dentition without any osseous invasion of the tumour.
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1 Distance: 1,61 cm
2 Distance; 1,26'cm

Figure 3 Mandibular axial CT revealing a soft tissue expansile mass
in the right retromolar area.

with a central lumen were also noted. A few large cells with
foamy cytoplasm and prominent nuclei resembling mucous cells
were also evident. At the periphery, salivary gland tissue exhib-
ited loss of acinar and lobular architecture. The lesional tissue
was mainly composed of epidermoid cells with very few
mucous cells and minimal cystic changes, suggestive of MEC
(figure 4). TNM staging of the lesion was TINOMO.

DIFFERENTIAL DIAGNOSIS

Malignant minor salivary gland tumour and metastatic tumour

was considered in the differential diagnosis.

» Salivary gland tumours comprise almost 5% of head and
neck malignancies. Minor salivary gland tumours account for
10-15% of all salivary gland neoplasms and most are malig-
nant.? Therefore, in light of the history, clinical presentation
and an overview of the literature, malignant minor salivary
gland tumour was considered.

» Secondary malignancies in the jaw bones represent approxi-
mately 1-3% of all metastatic tumours, and are more than
2.5-5 times as common as metastatic tumours in oral soft
tissues with a predominance in the posterior mandible and
retromolar trigone.> The present case suggested metastatic

Figure 4 High-powered microscopic view showing epidermal cells
with very few mucous cells and minimal cystic changes suggestive of
mucoepidermoid carcinoma.

Figure 5 Intra-operative photograph showing a wide surgical excision
around the tumour.

tumour should be considered as it was in the retromolar
region as a soft tissue mass with no any obvious aeti-
ology based on the patient’s history.

TREATMENT

After presurgical evaluation, the entire procedure was carried
out under general anaesthesia. Surgical intervention included
wide excision of the tumour with a 1.5-cm margin all around
(figures 5 and 6). Reconstruction was carried out with a buccal
fat pad posteriorly with a pedicled lateral tongue flap (figures 7
and 8). Temporal stripping and right coronoidectomy was done
in case of trismus due to post-surgical wound contraction
(figure 9). In addition, 17, 18, 47 and 48 were extracted in
order to prevent graft impingement (figure 10).

OUTCOME AND FOLLOW-UP

After a 6-month follow up, prognosis was excellent and the
patient was lesion free and under periodic review. Mouth
opening, and the graft recipient and the donor sites were
symptom free with normal healing (figures 11-13).

DISCUSSION
Epithelial neoplasms originating in the minor salivary glands com-
prise approximately 10-15% of all salivary gland neoplasms.”*

Excised tumour.

Figure 6
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Figure 7 Presurgical markings before elevation of a pedicled lateral
tongue flap.

MEC is the most common malignant salivary gland tumour and
usually affects the parotid and minor salivary glands of adults.’
Although it accounts for 30% of all cancers of the salivary glands,
it accounts for only 10% of all salivary gland tumours and less
than 5% of head and neck cancers. Slightly more than 50-60% of
these tumours arise in the major salivary glands, with more than
80% occurring in the parotid gland, 8-13% in the submandibular
gland, 2-49% in the sublingual gland and the remainder in minor
salivary glands, mostly in the palate.® Other sites are the buccal
mucosa, tongue and retromolar area. MEC has a slight female pre-
ponderance®™® and is more common in adults in their fourth to
sixth decades, with the highest prevalence during the fifth decade
of life.® The most common presenting symptom is a slowly enlar-
ging painless mass of several years’ duration clinically mimicking a
pleomorphic adenoma or other benign neoplasm. Pain or
facial nerve palsy may develop, usually in association with
high-grade tumours. Low-grade malignancy is characterised by a

Figure 8 Surgical session showing the dissected flap.

Figure 9 Photograph showing post-temporal stripping and right
coronoidectomy.

slow-growing painless swelling which rarely exceeds 5 cm, while
high-grade malignancies are rapidly growing, painless, infiltrate
into adjacent tissues, and are associated with distant metastases
and extra-oral ulceration.” Minor salivary gland tumours are
asymptomatic, fluctuant and red/blue in appearance.® While all
MEC:s are capable of metastasising, metastases most often occur in
high-grade lesions. In addition to lymph nodes, the usual sites of
metastases are the lungs and bone.

The origin of MEC is thought to be pluripotent cells of the
excretory ducts of glandular structures and the tumour consists
of mucous, intermediate and epidermoid cells.’ % °
Histopathologically, it is classified into three grades, low, inter-
mediate and high, with low grade (48%) being more common
than high grade (38.7%) and intermediate grade (13.3%) least
common.® These three histopathological grades are based on
degree of cytological atypia, amount of cyst formation, and rela-
tive numbers of mucous, epidermoid and intermediate cells.”

Figure 10 Graft in position.
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Figure 11

Follow-up after 3 months.

Low-grade tumours have a higher ratio of mucous cells and are
less aggressive lesions, while high-grade tumours have a smaller
proportion of mucous cells and are considered to be a more
malignant tumour with poorer prognosis.'® !

MECs are best treated by surgery, the extent of which
depends on location, size and histopathological grading.® '
Local resection is the treatment option for less aggressive low-
grade tumours, while high-grade tumours require wide resection
with involvement of adjacent structures.'® Treatment for MEC
in minor salivary glands is primarily surgical.

Radiotherapy should be used only in selected cases because
of long term adverse effects; the role of chemotherapy in the
management of MEC is generally reserved for patients with
aggressive local or metastatic disease which is not amenable to
surgical or radiation therapy.” Prognosis is dependent on clin-
ical stage, site, grading, and adequacy of surgery.'? The 5-year
survival rate has been reported to be as high as 95% in low-
grade tumours, and 50% in intermediate/high-grade

tl,ll’IlOllI'S.13

Figure 12 Symptom-free graft recipient site with normal healing.

Figure 13  Post-operative orthopantomograph revealing right
coronoidectomy.

Learning points

» This rare presentation of high-grade variant mucoepidermoid
carcinoma in the right retromolar region in a 21-year-old
man is thought to be the first described in the literature.

» Mucoepidermoid carcinoma should be considered in the
differential diagnosis for a swelling of short duration in the
retromolar region so an early diagnosis can be made.

» Despite the availability of treatments such as micro-vascular
surgery, wide surgical excision of the tumour along with
temporal stripping and coronoidectomy is of prognostic
value in patients from low socioeconomic backgrounds,
thereby preventing post-surgical complications such as
limited mouth opening.
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