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Abstract

Myoepithelioma/adenomyoepithelioma is a rare salivary gland tumor arising from proliferation of
myoepithelial cells. The presence of this tumor is rare in the breast. In this case report we encounter
adenomyoepithelioma of the breast in a young female. The incidence is rare in younger individuals.
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Introduction
Myoepithelioma/adenomyoepithelioma is a rare
salivary gland tumor arising from proliferation of
myoepithelial cells. These tumors represent
1%-1.5% of all salivary gland tumors, and are
distributed 48% in parotids, 42% in the small
salivary glands and the remaining in glandula
submandibularis and seromucous glands of the
nose and larynx.[ Other localizations reported are
the skin, breast, chest, lung and pancreas™
Incidence of myoepithelioma in breast could not
be ascertained due rarity of the lesion and paucity
of literature on the subject with few case reports.

Case Report

A 16 year old girl came to the surgery OPD of R
L Jalappa hospital and research centre with
complaints of lump in her left breast- inner upper
and outer quadrants which she noticed 3 months
ago which was initially small in size and later
progressed to the present size. The skin around the

swelling was normal and there was no nipple
discharge. The patient gave no history of any
trauma. Considering the age of the patient and the
presentation of the lump, giant fibroadenoma of
the breast was taken as the likely diagnosis.
Patient was advised for FNAC and USG of the
breast preoperatively, which showed features
consistent with fibroadenoma. Excision of the
lump was planned and performed and the
specimen was sent for Histopathological
examination. Excised specimen was a well
circumscribed, solitary, white firm nodule
measuring aboutl0 cm x 6cm in dimension well
encapsulated. Histopathology showed features
suggestive of Adenomyoepithelioma of left breast.
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Figure 1 Left breast — swelling preoperative and
swelling intra operative

]
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Figure 2: Microscopy shows a well delineated
tumour with lobules showing tubular pattern-
adenomyoepithelioma

Discussion

Adenomyoepithelioma (AME) first described by
Hamperl in the year 1970, which showed that
most tumours are benign, but malignant
degeneration, although very unusual, may occur.
Adenomyoepithelioma’s have been classified as
tubular, lobulated, or spindle variants, on the basis
of their growth pattern. Malignant neoplasms have
been described in many patterns and have been
sub-classified as: undifferentiated, myoepithelial,
or epithelial. Metastasis is only documented in
tumours that are 2 cm or larger, and appear to be
hematogenous rather than lymphatic?.

Tumors with bicellular proliferation of both
epithelial and myoepithelial cells are called
adenomyoepitheliomas®. The adenomyoepithelio-
ma is a biphasic tumor, either benign or with low
potential of malignancy, which can be found in
salivary gland, skin adnexal and lung, but is not
frequent in the mammary gland®. Differential
diagnosis of adenomyoepithelioma includes
sclerosing adenosis, fibroadenoma, tubular
adenoma, and pleomorphic adenomal®!.

Tavassoli proposed a classification system of
myoepithelial lesions of the breast, sub-classifying
into: myoepitheliosis, Adenomyoepithelioma and
malignant myoepithelioma. The same author
classified AME as spindle cell, lobulated, and
tubular (or adenosis) types with carcinoma arising
in AME®. Three variants of AMEs were described
by Tavassoli.

The first variant is the tubular pattern, which is
characterized by a balanced proliferation of
rounded tubules, as well as unusually prominent
and hyperplastic myoepithelial cells.

The second variant is the spindle cell type, which
is composed of a predominantly spindled
myoepithelial cell proliferation admixed with a
few columnar, epithelial-lined tubules.

The third variant exhibits a lobular pattern
composed of solid nests of myoepithelial cells
proliferating around compressed tubules; the solid
nests of tumor are then surrounded by fibrous
connective tissue septa of varying thicknesses>.
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WHO Classification of myoepithelial lesion of the
breast
1. Myoepitheliosis
a) Intraductal
b) Periductal
2. Adenomyoepithelial adenosis
3. Adenomyoepithelioma
a. Benign
b. With malignant changes (specify the
subtype)
« Myoepithelial carcinoma arising in an
adenomyoepithelioma
» Epithelial carcinoma arising in an
adenomyoepithelioma
« Malignant epithelial and myoepithelial

components
« Sarcoma arising in adenomyoepithelioma
« Carcinosarcoma arising in

adenomyoepithelioma
4. Malignant myoepithelioma (myoepithelial
carcinoma)?.
Adenomyoepitheliomas may vary in size from 1
cm to 21 cm, the average being 2.5cm. Because of
the varied and hypercellular nature of these
tumors the diagnosis by cytology is difficult and
core biopsy may be more accurate.'Histologically
the recognition of the biphasic cellular elements
and the characteristic overall architecture of the
tumors in combination with
immunohistochemistry are essential to establish
the correct diagnosis.
In the above case the initialy Fine needle
aspiration  cytology showed features of
fibroadenoma which later on histopathology
turned out to be adenomyoepithelioma.
The myoepithelial cells express typical
cytokeratins of the basal layer of stratified
epithelia (CK5, CK14, and CK17), filamentous a-
smooth muscle actin (SMA) and the heavy chain-
myosin (hc-myosin). Some tumor suppressor
proteins which include -p63, p73, 14-3-3 sigma,
maspin and Wilms Tumor (WT-1) have been
preferentially detected in myoepithelial cells.
Myoepithelial cells rarely transform; however,
when they do transform, they generally give rise

to benign or low-grade malignant tumors. The
lesions which show a myoepithelial component
are rare in the mammary gland, and they are often
benign and biphasic, with an epithelial and a
myoepithelial basal component®.

The presence of regularly spaced, rounded or
ovoid glands; unidirectional streaming of the
glands; and prominent clear cell or spindle cell
myoepithelium are some morphologic clues to the
diagnosis of AME?®. Differential diagnosis of
adenomyoepithelioma includes sclerosing
adenosis, fibroadenoma, tubular adenoma, and
pleomorphic adenoma®. When the tumor
predominantly displays a spindle cell component,
it may morphologically be mistaken for a myoid
hamartoma or leiomyoma. Strong reactivity for
S100 and p63, and minimal staining for actin and
cytokeratin in AME are helpful in differentiating
the 2 lesions. Immunostains for myoepithelial
markers, especially p63, are wuseful for
highlighting  the  abundant  myoepithelial
components.”

Majority of the cases of AME are reported in the
fifth and sixth decade of life. It is uncommon in
young patients but is occasionally seen in the third
decade. Our patient was a very young female of
16 years. Rare cases of AME are seen in
men>.Prognosis of patients with benign AME of
the breast is usually good, but it has a potential for
local recurrence, especially in the tubular and
lobulated variants. Total surgical excision with an
adequate margin of uninvolved breast tissue is
therefore recommended?.

Conclusion

Adenomyoepithelioma of left breast in a very
young girl of 16 years, which is most common in
fifth and sixth decade, very few cases are
reported. diagnosis by cytology is difficult and
core biopsy may be more accurate. Recognition of
the biphasic cellular elements and the
characteristic overall architecture of the tumors
histologically in combination with
immunohistochemistry are essential to establish
the correct diagnosis.
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