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ABSTRACT

Keywords:

Adenomyoepithelioma is rare tumors of the breast. It is a benign tumor with balanced proliferation of

Adenomyoepithelioma;
Myoepithelial cells

both epithelial and myoepithelial cells. This benign tumor is known for its recurrences and metastatic
potential. Hence accurate diagnosis with close follow up is mandatory. We present a case report on a

young lady with adenomyoepithelioma who presented with well defined small nodules in her right breast.

INTRODUCTION

Myoepithelial cells are a normal component of breast
tissue, and their presence in neoplastic lesions has been
considered a hallmark of benignity. However several breast
neoplasms entirely or partially composed of myoepithelial
cells are recognized and grouped in three categories:
myoepitheliosis, adenomyoepithelioma (AME) and
myoepithelial carcinoma.'

AME is a rare tumor of breast and was first described by
Hamperl in 1970s.2 They are characterized by biphasic
proliferation of epithelial and myoepthelial cells. Although
the majority of AME are benign, there are reports of local
recurrences, metastasis and malignant transformation.'**
Failure to recognise this tumor may lead to inappropriate
diagnosis and management. We report a case of AME with
satellite lesion in a young female.

CASE REPORT

A 28-years-old female, presented with pain and lump in the
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right breast. Excision biopsy was done and two well-defined
nodular swellings were removed. The clinical diagnosis was
fibroadenoma. Gross examination showed two small nodular
masses measuring 0.8x0.8cm and 0.5x0.5cm respectively.
Cut section showed well defined mass with a yellowish
surface (fig.1A & 1B). The tissues were processed routinely
in paraffin and Hematoxylin and Eosin (HE) stain was done.

Multiple HE sections taken from both the nodules showed
well defined tumor. The smaller nodule showed a fibrous
band all around the lesion. The tumor was composed of
proliferating epithelial and myoepithelial cells (Fig. 2A
& 2B). The epithelial cells formed round to elongated
compressed tubules. A few of the tubules show luminal
proteinaceous material and others were compressed
with slit-like spaces lined by dual layer of epithelial and
myoepithelial cells. The tubules were surrounded by
proliferating myoepithelial cells with plasmacytoid and
clear cells changes (Fig. 3A & 3B). The lesion also showed
focal hyalinisation, myxoid areas, and few cystic spaces
with several mixed inflammatory cells. Atypia was absent
and mitotic activity was expressed as 0-1/20 HPF. The
diagnosis of Adenomyoepithelioma was made and patient
kept on follow up.
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DISCUSSION

Neoplasms of pure myoepithelial or mixed epithelial and
myoepithelial origin are described in salivary glands but
are very rare in breast. Myoepithelial lesions presents as
a spectrum of myoepitheliosis, adenomyoepithelioma and
myoepithelial carcinoma.

AME is defined as a biphasic epithelial/myoepithelial
breast neoplasm with a clear expansion of the myoepithelial
component.” 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 young female of 28 years. Rare cases of AME
are seen in men.®

The AMEs presents as solid, well delineated rounded
nodules varying from 0.3-7 cm, often with a bossellated or
multi-lobulated outline palpated clinically or discovered on
imaging studies. Focal cystic degenrations may occur. Some
are predominantly cystic, and some have a papillomatous
component. Necrosis and calcification of the necrotic debris
can occur.* > Most are located centrally in the breast.
Microscopic satellite nodules may occur at the periphery
of the main tumour mass.” Occasionally AME presents
with pain or nipple discharge. Rarely AME arises within a
fibroadenoma or phyllodes tumour.> ?*On mammography
AME usually forms a round or lobulated dense mass
with margins that are partially indistinct but mostly
circumscribed with or without calcification. On ultrasound
examination are either solid, or have a combined solid and
cystic appearance.

Histologically, AMEs is characterized by proliferation of
layers of myoepithelial cells around epithelial lined spaces.
The tubules are lined by cuboidal to columnar epithelial cells
and are sometimes pushed to the edge of the nodule or may
be compressed. Apocrine metaplasias are frequently noted.
The myoepithelial component can be arranged from evenly

Table 1. Classification of Myoepithelial lesions
i.  Myoepitheliosis

a. Intraductal
b. Perductal

ii. Adenomyoepithelial Adenosis

ili. Adenomyoepithelioma

a. Benign

b. With Malignant change (specify the type)

i. Myoepithelial carcinoma arising in adenomyoepithelioma

ii. Epithelil carcinoma arising in adenomyoepithelioma

iii. Malignant epithelial and moepithelail component

iv. Sarcoma arising in adenomyoepithelioma

v. Carsinosarcoma arising in adenomyoepithelioma

iv. Malignant Myoepithelioma(ME carcinoma)

distributed to focal nests/nodules. The myoepithelial cells
are usually polygonal with clear cytoplasm. Sometimes they
are spindled or plasmacytoid. The benign AME is hence
subdivided into spindle cell, tubular and lobulated types for
benign tumors. In benign AME, both the components are
cytologically bland with minimal pleomorphism and low
mitotic rate generally <2/10 HPF.

The myoepithelial cells are positive for glycogen, keratin
and muscle markers. The myoepithelial cells may be
highlighted by immunostains for p63 which stains the
nuclei and cytoplasmic markers of myoid differentiation
including actin, calponin and smooth muscle heavy chain
myosin, but they are negative for H-caldesmon and desmin.
The cytoplasm of the myoepithelial cells also stains for high
molecular weight keratins CK5/6 and CK14 but is usually
negative for low-molecular weight keratins CK8/18. They
also stain with antibodies for S-100 protein, GFAP.6 13

Due to such varying degree of morphological variations,
the tumor should be differentiated from papilloma with
myoepithelial hyperplasia (myoepitheliosis), fibroadenoma,
phyllodes tumour or tubular adenoma with AME-like areas,
invasive ductal carcinoma, ductal adenoma and adenosis
nodules.Papillomas with focal myoepithelial hyperplasia
have focal myoepithelial cells unlike diffuse nature of AME.
Some areas of AME may resemble adenoid cystic carcinoma
of the breast but the latter neoplasm has infiltrative borders
and a characteristic cribriform architecture in most cases;
the myoepithelial cells of adenoid cystic carcinoma tend to
be smaller, more hyperchromatic and basaloid appearing
and have much less cytoplasm than those of AME.
Myoepithelioma of the breast lacks the ductal component
seen in AME. Pleomorphic adenoma of the breast shares
with AME the dual epithelial and myoepithelial composition
but has a more prominent myxochondroid matrix. Low-
grade adenosquamous carcinoma may enter the differential
diagnosis on core biopsy, but this is an infiltrative neoplasm
with an abundant desmoplastic stroma and the myoepithelial
component is much less prominent than in AME. The ductal
adenoma and adenosis are considered the other possible
differential diagnosis.*!?

MALIGNANT ADENOMYOEPITHLIOMA

AME is usually slow growing neoplasms with a very low
metastatic potential. However, AME has the potential
for malignant progression. Malignant AME occurs more
frequently in the >60 year age group and is often preceded
by history of a longstanding stable mass followed by a period
of rapid growth. However some malignant AMEs arise de
novo in the absence of a precursor low-grade lesion.?

Grossly, these neoplasms are usually still partially
well circumscribed but are infiltrative on microscopic
examination. Cystic degeneration, calcification and necrosis
are often seen. The malignant components may be either
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Figure 2A: A well defined tumor with tubules and solid area (HE stain, X50).
Figure 2B: Balanced proliferation of both epithelial and myoepithelial cells (arrowhead) (HE stain, X100)

Figure 3A : Tubules surrounded by proliferating myoepithelial cells with plasmacytoid cells (HE stain, X400)
Figure 3B: Clear cell changes (HE stain, X1000)
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ductal, myoepithelial or both . Three malignancy predictors
including high mitotic, rate, marked cytologic atypia,
and infiltrative peripheral border have been proposed by
Loose et al® in their series of case studies. If the high-grade
malignant component shows predominantly myoepithelial
differentiation, identification of a low-grade component of
AME is required in order to separate it from true malignant
myoepithelioma. The classification of myoepithelial lesions
are summarised in Table 13314,

AME is simply cured by complete excision with close
follow-up. Our patient was treated with lumpectomy and
was followed up for six months without any recurrence.
Local recurrence may occur—possibly related to the
multinodular growth and intraductal extension of the lesion
to form satellite nodules away from the main tumour mass or
incomplete excision. Malignant AME has greater potential
to recur locally and has significant metastatic potential—
probably related to the grade of the malignant component.
Up to 40% of malignant AME reported in the literature
have metastasized. Most metastases involve the lungs, liver,
bone, brain and other sites. There is little objective evidence
to support a role for radiotherapy or chemotherapy in the
management of AME.&!113:14

CONCLUSION

AME is a benign tumor of the breast with potential for
recurrence metastasis and malignant transformation. It
mimicks other benign and malignancy lesions of the breast
in fine needle aspiration cytolology and hence poses a
diagnostic challenge. True identification of the lesion helps
for further management of the patient.
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