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ABSTRACT

Myoepithelioma is a rare neoplasm of the salivary glands, generally occurring in the parotid gland and less often in the
minor accessory salivary gland of the oral cavity. The histological appearance includes solid, myxoid and reticular
growth patterns. Vimentin and S-100 protein are very sensitive but non-specific immunohistochemical markers of neo-
plastic myoepithelium. Conservative surgery is the treatment of choice. A case of myoepithelioma of the minor salivary
gland of tongue is described, focusing on clinical behaviour, histopathological and immunohistochemical features.
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1. Introduction

Myoepithelioma is defined as a benign tumour composed
of myoepithelial cells. Myoepithelioma are uncommon,
representing approximately 1% of salivary gland tumors.
The vast majority are benign, with only rare malignant
examples reported in the literature. There is no sex pre-
dilection, and the peak age of occurrence is in the third
decade of life (range, 9 - 85 yr). The most common loca-
tions of this neoplasm are the parotid gland and soft pal-
ate these cells, which are found in many organs (mainly
the salivary glands), are major components of various
sdlivary gland tumours. Morphologic presentation may
vary considerably [1]. The growth patterns may be solid,
myxoid or reticular, and the component cells may be
spindle-shaped, plasmacytoid, hyaline, clear or epithe-
lioid [7]. When benign, the tumour usually appears as an
asymptomatic mass that slowly increases in size over a
period of several months or years.

We hereby describe an unusual case of myoepithe-
lioma of tongue. Only a few cases of myoepithelioma of
tongue have been described in the literature.

2. Case Report

A 35 years old female presented to the department of
otolaryngology with a 1 year history of gradually pro-
gressive swelling on the dorsum of posterior part of the
tongue. The swelling was painless in nature with no other
significant complaints. The lesion was soft and dlightly
tender to palpation, measuring around 2.5 x 2 x 1.3 cm
(Figure 1). The remainder of the physical examination
and laboratory studies were normal. An incisional biopsy
of the lesion was performed and was suggestive of tu-
mour of myoepithlial origin.
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Subsequently, a complete excision of the tumour was
planned. The patient underwent a wide local tumour-
resection via a transoral approach under general anaes-
thesia. The mass was excised with the help of diode laser.
The excised mass measured 2.5 x 2.3 x 1.2 cm (Figures
2 and 3). Histological examination reveadled a nodular
tumour covered by mildly hyperplastic epithelium. It was
composed of sheets, broad anastomosing trabeculae, and
cords of cuboidal cells with moderate amount of pae
staining cytoplasm (Figure 4). Intervening stroma show-
ed hyalinisation and collections of lymphocytes and plas-
ma cells. These features were suggestive of minor sali-
vary gland tumour favouring myoepithelioma. Further
Immunohistochemical studies revealed positivity to Cal-
ponin and P63. These results were consistent with the
diagnosis of myoepithelioma. Patient had no recurrence
during afollow-up period of 2 years.

3. Discussion

Myoepitheliomas are rare tumors that account for only
about 1% of &l salivary gland tumors. Most are benign,

Figure 1. Myoepithelioma present at the tongue base.
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Figure 2. Myoepithelioma removed with laser.

Figure 3. Myoepithelioma dissected out.
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Figure 4. Histopathologic pictur e showing myoepithelioma.

but some can be malignant. In 1943 Sheldon first de-
scribed myoepithelioma in the literature and then later in
1975 Stromeyer et al. reported the first documented case
of amalignant myoepithelioma[2].

Myoepithelia cells are present in many secretory or-
gans and have a dual epithelial and smooth muscle phe-
notype. Salivary glands have these cellsin their acini and
intercalated ducts. These cells form an important com-
ponent in many salivary gland neoplasms. The tumor
occurs over a wide age range with a median of 53 years
and has no sex predilection. It usually presents as a pain-
less, slow growing mass of benign nature, but sometimes
it may be locally aggressive. The parotid gland is prefer-
entially involved as compared to the other salivary
glands|[8].

Salivary-gland neoplasms that frequently contain myo-
epithelia cells are pleomorphic adenoma, adenoid-cystic
carcinoma and epithelial-myoepithelial carcinoma of in-
tercalated duct origin [11,12]. Neoplasms composed ex-
clusively of myoepithelial cells are uncommon account-
ing for less than 1% of al salivary gland tumours. Most
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of these tumours are located in the parotid gland, while
others occur in the submandibular gland or in the acces-
sory glands of the oral cavity (hard and soft palate, lip,
cheek, tongue, floor of the mouth, gingiva, retromolar
area) [2-6,13]. They sometimes arise from the glands of
the respiratory tract (nasal cavity, nasopharynx, larynx,
lung).

The complex and varied morphologic and immuno-
phenotypic expressions of neoplastic myoepithelium have
always attracted numerous investigators, with valuable,
but often contradictory, data being presented [9,10]. The
traditional definition included only three types of myoe-
pithelioma: plasmacytoid, spindle and mixed cells forms
[4,8]. However, with the recent recognition of the differ-
ent phenotypic and ultrastructural modifications dis-
played by the neoplastic myoepithelial cells of saivary
gland tumours, the morphologic spectrum of myoe-
pithelioma has been expanded [10,14]. By taking into
account the variety of cytoarchitectural patterns dis-
played by the myoepitheliomatous regions of pleomor-
phic adenoma, Dardick et al. have proposed broader his-
topathologic guidelines for myoepitheliomas and have
included a few previously unrecognized variants [14,15] .

Vimentin and S-100 protein are not usually present in
normal myoepithelial cells and are very sensitive, but
non-specific, markers of neoplastic myoepithelium. As
with neoplastic transformation, the myoepithelium loses
or modifies its smooth-muscle phenotype, immunohisto-
chemical studies to demonstrate smooth-muscle differen-
tiation in these cells have been less fruitful. In most tu-
mours, apha smooth muscle actin positivity has been
observed, at least in a few cells, both of the spindle-
shaped and plasmacytoid types. Therefore, myoepithelial
carcinomas invariably express keratins and their absence
would not be in favour of thisdiagnosis[17].

The major differential diagnosis of myoepithelioma is
from a pleomorphic adenoma. Myoepitheliomas are com-
posed completely, or amost completely, of myoepithelial
cells, whereas the amount is variable in the pleomorphic
adenoma, but may reach levels comparable to those in
myoepithelioma. Pleomorphic adenoma contains abun-
dant ducts, whereas myoepithelioma have few, if any.
The range of stromal components is identical, and my-
xoid and even chondroid areas can be seen in both. The
only difference being that a much greater amount is
likely to be found in the pleomorphic adenoma. Myoepi-
thelioma probably constitutes one end of a biological
spectrum which aso includes pleomorphic adenoma and
some (non-membranous) basal cell adenomas [7]. Other
differential diagnosis includes soft tissues tumours such
as leiomyoma, which is S-100 protein negative. Sch-
wannomas are S-100 positive but most display charac-
teristic histological features, athough Verocay bodies
have been reported in myoepitheliomas [18]. Polymor-
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phous low grade adenocarcinoma may display areas of
myoepithelia differentiation, both on Haematoxylin Eo-
sin sections and on immunohistochemical stains. It is
infiltrative, unlike the usualy well-circumscribed myoe-
pithelioma[19].

Biologicaly, myoepitheliomas are benign, in most
cases, but occasionaly infiltrate locally and metastasize.
The malignancy is supported by infiltrative growth, ne-
crotic areas, cytologic atypia, high mitotic rate and cellu-
lar pleomorphism. It has been suggested, in the literature,
that assessment of cell proliferative activity may be help-
ful in the differential diagnosis between benign and ma-
lignant myoepitheliomas, and that a Ki-67 labelling in-
dex of more than 10% is diagnostic of myoepithelial car-
cinoma[20].

The prognosis of benign myoepithelioma would ap-
pear to be good, provided surgical excision is complete.
Radiation therapy is used only when surgery is not con-
sidered feasible.
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