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Abstract

Myoepithelioma is a rare benign tumor of the salivary glands. We report an observation of an accessory salivary gland
myoepithelioma discovered incidentally in a 36-year-old man. The clinical aspect of the lesion suggests the diagnosis of a
benign tumor. Microscopic and immunohistochemical examinations confirmed the myoepithelial nature of the tumor.
The diagnosis of this neoplasm remains controversial, however, due to the variable clinical and histological aspects. The
prognosis is good Treatment is surgical.
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INTRODUCTION

Salivary myoepitheliomas are relatively rare,
accounting for less than 1% of all salivary gland
neoplasms. For the accessory salivary glands, their
favorite site is the palate, lip localization is extremely
rare [1].

Clinically this tumor can have several
presentations either: a hard or sometimes cystic lesion,
most often evoking the diagnosis of a pleomorphic
adenoma or a basal cell adenoma or even a malignant
tumor like adenoid cystic carcinoma [1].

Pathologically it is a tumor made exclusively
of myoepithelial cells with the possibility of various
structures: reticular, myxoid, or solid and various
differentiations: plasmocytoid, monocytoid, clear cell or
spindle cell [2].

CASE REPORT

Our 51 year old patient, with no particular
history, who presented a cystic nodule of the left upper
lip of soft consistency, painful, evolving for a year.
Surgical excision was performed. At the level of our

structure we received a 2.4x2 cm fragment of gray-
white appearance of soft consistency; when cut, note
the presence of a greyish myxoid appearance.

The microscopic study shows a tumor
proliferation of reticular architecture of plasmocytoid
cells with an eccentric nucleus and with abundant
eosinophilic cytoplasm with polyhedral cytoplasmic
limits without cyto-nuclear atypia (Figure 1).

Presence of some spindle-shaped and clear
cells producing pseudo cysts in place. The stroma is
myxoid, dotted with a few mononuclear inflammatory
elements, essentially lymphocytes (Figure 1).

An immunohistochemical study was carried
out showing a positive labeling for the following
antibodies: PS100; Cytokeratin AE1/AE3; and GFAP
(Glial fibrillary acidic protein) (Figure 2).

Following this morphological aspect and this
immunohistochemical profile, the diagnosis of a
plasmocytoid (hyaline) myoepithelioma was retained.
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Fig-1: Proliferation of plasmacytoid cells within a myxoid stroma at low (A : HE x100) and at medium magnification (B : HE

x200)

C

Fig-2: Immunohistochemical study: positive labeling of tumor cells by PS 100 (A) ; GFAP (B) et CK AE1-AE3 (C)

DISCUSSION

The term myoepithelioma was first used by
Sheldon in 1943 [3], but the tumor was reclassified as
an independent entity in 1991 by the World Health
Organization during the international classification of
gland tumors salivaries [4]. Myoepithelioma occurs in
men and women equally, the average age varies
between 30 and 40 years, but it can be observed on a
very wide average age ranging from children to the
elderly [5]. Like pleomorphic adenoma,
myoepithelioma frequently appears in the parotid gland
(40% of cases), followed by the palatal glands
(approximately 219%). Clinically this tumor usually
presents as a painless, slow growing and insidious
swelling. There are no signs of nerve damage or
lymphadenopathy [6]. Myoepithelioma of the lip is
extremely rare and appears in the form of a solid tumor
with a peripheral border; the center of the lesion is
white to yellowish-white in appearance. Sometimes it
takes on a semi-translucent or myxoid appearance when
the extracellular matrix is abundant.

Two questions arise, the answer to which is far
from easy. One is academic: is it a myoepithelioma?
The other is practical, and therapeutic monitoring
depends on it: is it a benign tumor, distinct from
myoepithelial carcinoma or any other variety of salivary
cancer with myoepithelial cells? Before discussing
these two points, the conditions of the diagnosis must
be recalled. As is usually the case for tumors of the
salivary glands, it is on the piece of excision that the
diagnosis is made (and was in our patient): the biopsy is
not contributory in myoepitheliomas in because of the
variability of their structure from one territory to
another, from one lesion to another,and the existence of
a sometimes very abundant myoepithelial population
[10].

Histologically, myoepithelioma is usually
surrounded by a fibrous membrane, but when it is a
minor salivary gland, this capsule becomes incomplete.
The histological profile of myoepitheliomas changes
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according to the morphological variations known in
myoepithelial neoplasias, whether in terms of tissue
architecture or the type of majority cells [7, 8].
According to Dardick et al. [9], the epithelial cells
represent 45% of the morphology of the tumor,
followed, in order, by the spindle cells, then the
plasmacytoid cells.

In the accessory salivary glands, the cells are
rather plasmocytoid [11]. However, the myoepithelial
nature suggested by the morphology is confirmed by
immunohistology [12, 10]: Positivity of PS-100,
vimentin and GFAP (glial fibrillary acid protein). The
coexistence of labeling for keratin and smooth muscle
is of course the most convincing on the
pathophysiological and histopathogenetic level. Besides
myoepithelial cells, some authors consider that we can
find epithelial cells forming ductal structures but which
do not exceed 10% of the entire lesion [13, 10, 14].
Such structures were seen focal point in the current
tumor. The differential diagnosis involves numerous
salivary lesions containing myoepithelial cells. Among
benign lesions, the closest to myoepithelioma is
pleomorphic adenoma. As a result, myoepithelioma
have long been classified by pathologists among these
tumors [12, 15], of which they have the risk of
recurrence, with however a lower probability [16]. The
presence of a chondroid or myxoid stroma, however
small and focal, identifies the pleomorphic adenoma. In
addition to the benign form of myoepithelioma
described above, the malignant form or myoepithelial
carcinoma has also been identified.

This malignant form can occur “de novo”, or
appear secondarily on a benign myoepithelioma (the
most frequent case) or on a pleomorphic adenoma [10].
Relatively rare, myoepithelial carcinoma represents less
than 1% of malignant tumors of the salivary glands [17,
18]. The attack is generally later than the mild form (62
years on average), without predilection of sex [10].
Mainly parotid, it presents however one time on four in
mucous seat and especially palatine.

It has the characteristics of a malignant tumor:
absence of capsule, areas of necrosis [12, 19].

CONCLUSION

Myoepithelioma is a rare salivary tumor,
especially in unusual locations causing diagnostic
difficulties for the pathologist [20]. As for malignant
myoepithelioma, knowledge of the disease and its
pathological characteristics with precise use of
immunohistochemistry is crucial [20, 21].
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