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Abstract
Diagnosis of adenomyoepithelioma of the breast (AME) is challenging, with only four comprehensive studies and 

occasional cases (<200 cases) collected in the literature and with controversial clinical, radiological, and pathological features. 
Biopsy findings may be misleading because of tumor heterogeneity with proliferation of differentiated myoepithelial and 
epithelial cells. Normally, adenomyoepithelioma appears to have a benign course; however, aggressive proliferation with the 
possibility of metastases should be considered. We report a case of breast adenomyoepithelioma in a 50-year-old woman in 
good health and discuss its histological and anatomoclinical features ant its management.

There are no guidelines for the treatment of AME; therefore, surgical excision aimed at oncological radicality is the 
current therapeutic orientation owing to the high recurrence rate for benign histological type and aggressiveness for the 
malignant one.
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Introduction
Adenomyoepithelioma (AME) of the breast is a rare 

tumor that is characterized by dual differentiation into luminal 
and myoepithelial cells. These lesions can be diagnostically 
challenging, especially when core needle biopsy is performed, 
because of the heterogeneity of AMEs. It has been reported to 
occur between the 3rd and 9th decades but more commonly in the 
5th and 6th decade. Malignancy has been reported in up to 40 cases, 
and imaging studies are not conclusive in providing a definite 
diagnosis; local excision is the best treatment and histopathology 
is the gold standard for diagnosis [1].

Case Presentation
A 50-year-old woman (gravida 1, para 1) in good health was 

admitted to our center after a screening mammogram. Her medical 
history revealed menarche at 13 years, regular 23-day cycles, one 
vaginal childbirth with a breastfeeding period of 1 year, no drugs 
or tobacco consumption. Family history was negative for breast 
cancer. The screening mammogram showed irregular opacities 
in the upper inner quadrant of the right breast. The patient then 
underwent mammography and breast ultrasonography. The 
mammogram showed parenchyma distributed slightly irregularly 
with small, well-delineated nodular areas of infra-centimeter size 
in the lower inner quadrant, upper outer quadrant, and deep central 
region, compatible with the area of the lesion detected during 
screening. No evidence of axillary lymph node metastasis was 
found.

Ultrasound images showed multiple small, anechogenic, 
well-delineated oval lesions between the upper outer quadrant 
and lower inner quadrant of the right breast and circumscribed 
round, hypoechogenic, non-vascularized lesions measuring 5 mm 
with posterior acoustic shadowing of the upper inner quadrant. No 
evidence of axillary lymph node metastasis was found.
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A breast core biopsy was performed, which showed an AME 
in the upper inner quadrant that was partially sclerotic. Clinical 
breast examination showed no palpable lesions or lymph nodes.

Tumorectomy with harpoon tracking was performed, and the 
patient recovered uneventfully. Negative surgical margins were 
achieved and the final pathology revealed a sclerotic AME and 
ductal hyperplasia without atypia or adenosis.

Microscopically, a well-defined biphasic tumor composed 
of irregular glandular structures with luminal epithelial cells 
surrounded by abundant myoepithelial cells and eosinophilic 
amorphous material was observed. The epithelial component was 
composed of a single layer of cubocylindrical cells without atypia. 
The predominant myoepithelial component was composed of cells 
with round nuclei and clarified or eosinophilic cytoplasm without 
atypia. In the periphery of the tumor, foci of usual hyperplasia 
without atypia or adenosis were observed.

Immunohistochemistry (estrogen receptor, cytokeratin 
CK5/14) confirmed the diagnosis (Figures 1 and 2) with 
heterogeneous positivity of estrogen and progesterone receptors, 
HER2-negative and focal accumulation of MIB-1-positive cells. 
During a consultation 2 weeks and 6 months after discharge, 
patient reported good health with no remaining deficits.

Figure 1: Tumorectomy.

Figure 2: CK5/6 and CK5/14 are immunohistochemical stains 
marking myoepithelial cells. In addition, in this case, light brown 
myoepithelial cells and dark brown luminal cells are marked by 
CK5/14.

Discussion
AME of the breast is a relatively rare, benign tumor with a 

range of disordered epithelial-myoepithelial proliferations. Due to 
the morphological heterogeneity of this tumor, misinterpretation 
of the finding during needle biopsy may occur [2,3,4]. Most AME 
are benign, and malignant transformations have been reported in 
the literature [5-7]. Tavassoli reported the malignant potential of 
this tumor type in 1991 and divided it into benign and malignant 
lesions. In the latter, one or both components can have malignant 
features [8]. Due to the biphasic nature of the tumor, carcinomas 
may arise from ductal epithelial cells, myoepithelial cells, or both 
[9,10].

Fewer than 80 cases of malignant AME of the breast have 
been reported in approximately 40 papers thus far [11]. More than 
50% of malignant AMEs invade or infiltrate the periphery, and 
mitotic figures are prevalent, occurring in up to 10 of 62 high power 
fields. Approximately twenty-three cases exhibited metastases 
in the lymph nodes, lung, liver, brain, bone, thyroid, kidney, and 
thoracic wall. There were no identifiable histopathologic features 
distinguishing the metastatic and primary tumors, and malignant 
manifestations such as pleomorphism and necrosis were observed 
in more than fifty of these cases [12].
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It is important for breast surgeons to predict malignant 
potential and plan the operation. Tumor size (>16mm), mitotic 
figures, necrosis are characteristics that may be related to potential 
malignancy. However, the imaging techniques are not conclusive. 
Mammographic features and magnetic resonance imaging findings 
are non-specific and rarely show micro calcifications. Ultrasound 
features show a solid, oval, hypoechoic mass with irregular 
borders.

In our case, the screening mammography revealed irregular 
opacities that were identified on ultrasound, presenting as a round, 
well demarcated, hypoechoic lesion, not vascularized, with a rear 
shadow cone.

Benign AME can be treated with wide local excision, as 
it rarely recurs locally. In contrast, malignant tumors are more 
likely to recur locally and have a 30-40% chance of metastases, 
commonly through a hematogenous route to the lungs, brain, 
thyroid, and chest wall. However, metastases to axillary lymph 
nodes are rare [12].

Conclusion
AME of the breast was first described by Hamperl in 1970 

and the second case was reported several years later. It should be 
considered in the differential diagnosis of other solid breast lesions, 
such as sclerosing adenosis, adenoma, adenoid cystic carcinoma, 
fibroadenoma, intraductal papilloma with myoepithelial 
hyperplasia, low-grade adenosquamous carcinoma, metaplastic 
carcinoma, tubular carcinoma malignant myoepithelioma, and 
papillary carcinoma.

Treatment of AME remains controversial owing to the 
absence of prospective studies and guidelines; therefore, surgical 
excision aimed at oncological radicality is the current therapeutic 
orientation owing to the high recurrence rate for benign histological 
type and aggressiveness for the malignant one.
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