American
Journal
of

e-ISSN 1941-5923
© Am ) Case Rep, 2022; 23: €936070
DOI: 10.12659/AJCR.936070

Case

Reports

Recepteds 20220323 Adenomyoepithelioma of the Breast: A Report of
Available online: 2022.03.29
Published: 2022.04.11 3 Cases

Authors’ Contribution: ABEF 1
Study Design A AEF 1
Data Collection B

Mariam AlQurashi
Maha Abdel Hadi

1 Breast Unit, Department of Surgery, King Fahd Hospital of the University, College
of Medicine, Imam Abdulrahman Bin Faisal University, Dammam, Saudi Arabia
2 College of Medicine, Imam Abdulrahman Bin Faisal University, Dammam,

Statistical Analysis C AseF2 Ammar A. Binammar Saudi Arabia
Data Interpretation D ger3  Afnan Al Muhanna 3 Department of Radiology, King Fahd Hospital of the University, College of
Manuscript Preparation E BE 4 Haitham Kussaibi Medicine, Imam Abdulrahman Bin Faisal University, Dammam, Saudi Arabia

Literature Search F
Funds Collection G

4 Department of Pathology, King Fahd Hospital of the University, College of

BeF 1 Eiman AI Shammary Medicine, Imam Abdulrahman Bin Faisal University, Dammam, Saudi Arabia

Corresponding Author:
Financial support:
Conflict of interest:

Mariam AlQurashi, e-mail: mmqurashi@iau.edu.sa
None declared
None declared

Case series
Patients:

Final Diagnosis:
Symptoms:
Medication:
Clinical Procedure:
Specialty:

Objective:
Background:

Case Reports:

Conclusions:

Keywords:

Abbreviations:

Full-text PDF:

This work is licensed under Creative Common Attribution-
NonCommercial-NoDerivatives 4.0 International (CC BY-NC-ND 4.0)

Female, 64-year-old ¢ Female, 74-year-old  Female, 49-year-old
Breast adenomyoepithelioma
Breast tumor

Oncology ¢ Pathology ¢ Radiology ¢ Surgery

Rare disease

Breast adenomyoepithelioma is a rare benign breast tumor characterized by a biphasic proliferation of epithe-
lial and myoepithelial cells with variable clinical and diagnostic features. Establishing the diagnosis, determin-
ing optimal therapy, and predicting outcome are problematic because of the rarity of this entity. There have
been only 2 large series of adenomyoepitheliomas of the breast, reported by Tavassoli and Rosen, which in-
cluded 27 and 18 patients, respectively. In this report, we present 3 cases of breast adenomyoepithelioma.
Herein, we report 3 cases of breast adenomyoepithelioma. The first case is of a 64-year-old woman who was
found to have right breast microcalcification on a screening mammogram. The second case is of a 74-year-old
woman who had a right breast mass. These 2 patients were managed by wide local excision. Postoperative mi-
croscopic examination revealed adenomyoepithelioma. The third case is of a 49-year-old woman with bilater-
al saline breast implants who presented with a left breast mass. A core needle biopsy was done and revealed
adenomyoepithelioma associated with usual ductal hyperplasia and ductal carcinoma in situ.

Breast adenomyoepithelioma is a rare condition that can pose diagnostic challenges due to variable imaging
presentations, necessitating percutaneous core biopsy for initial diagnosis. Correct diagnosis is usually possi-
ble only on excisional biopsy and confirmed by demonstrating the biphasic nature of the tumor by IHC. Clinical
suspicion coupled with utilizing both radiological and histopathological facilities can aid in the accurate diag-
nosis and management. For the most part, they are considered to be benign, but they can locally recur.

Adenomyoepithelioma ¢ Breast Neoplasms ¢ Case Reports
AME - adenomyoepithelioma; BI-RADS — breast imaging-reporting and data system category;
MRI — magnetic resonance imaging; WLE — wide local excision; MLO — mediolateral oblique;

CC - craniocaudal
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Background

Adenomyoepithelioma (AME) of the breast is an uncommon
tumor characterized by dual proliferation of myoepithelial and
luminal cells [1]. There have been only 2 large series of ade-
nomyoepitheliomas of the breast, reported by Tavassoli and
Rosen, which included 27 and 18 patients, respectively [1,2].
Breast AME often presents as a palpable, painless, well-defined,
and centrally-located mass, but some are asymptomatic and
detected incidentally on imaging [1]. Malignant transforma-
tion is a rare event that can occur in 1 or both cellular com-
ponents [3]. A spectrum of histological patterns is observed in
these tumors, which poses radiological challenges in preoper-
ative diagnosis. Surgical excision is the suggested treatment
for most AME tumors [4]. We present 3 cases of AME that oc-
curred in different age groups with similarities and variations
in both clinical presentations and outcomes.

Case Reports

Case 1

A 64-year-old asymptomatic woman, who was known to have
hypertension and dyslipidemia, was discovered to show an in-
terval development of suspicious grouped microcalcification
in the right breast on annual breast screening. The patient
had no significant family history of breast cancer. Clinical ex-
amination did not reveal palpable masses or enlarged axillary
lymph nodes. A mammogram was performed and reported as
breast imaging-reporting and data system category 4 (BI-RADS
4). Complementary ultrasound and magnetic resonance imag-
ing (MRI) confirmed the BI-RADS 4 report corresponding to the
area of concern (Figure 1). Histology was obtained using ultra-
sound-guided biopsy. It was reported as focal adenosis with
microcalcification, stromal fibrosis, with no evidence of malig-
nancy. Taking into account the new development and age of
the patient, a wide local excision (WLE) of the lesion with safe-
ty margins was performed. The report was of a rarer type of
AME with mucoepidermoid/divergent differentiation, without
evidence of malignancy. No evidence of recurrence was discov-
ered in the subsequent 2 years of annual follow-up imaging.

Case 2

A 74-year-old woman, who was known to have multiple co-
morbidities, presented with a right breast mass of 1-month
duration. There were no local or systemic symptoms related to
the breasts. She had no family history of breast diseases. Local
breast examination revealed a clinically suspicious firm lobu-
lated breast mass with limited mobility. No palpable axillary
lymph nodes were appreciated. Both mammogram and ultra-
sound confirmed the presence of a lesion measuring 2x1.5 cm
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in the right upper outer quadrant and were reported as BI-
RADS 4 (Figure 2). An ultrasound-guided core needle biopsy
was obtained and reported a ductal adenoma with no malig-
nancy. WLE was performed with the final diagnosis of AME as-
sociated with areas of sclerosis, fibrocystic changes, apocrine
metaplasia, and peripheral intraductal papilloma, without ev-
idence of malignancy (Figure 3). CK 5/6 highlighted myoepi-
thelial cells (Figure 4). Five years of annual mammogram and
clinical follow-up showed no evidence of recurrence.

Case 3

A 49-year-old woman, who had cosmetic bilateral breast aug-
mentation with saline implants at the age of 34, presented with
a left breast mass and pain of 2-weeks duration. Local clinical
examination of the breasts demonstrated moderate nodular-
ity of both breasts with a non-tender, well-circumscribed, 2x3
cm left breast mass, with no palpable axillary lymph nodes.
Mammography complemented by ultrasound revealed dense
bilateral breasts with intact implants and left breast mass mea-
suring 3x3 cm with internal vascularity. Furthermore, there
was an incidental finding of suspicious calcifications occupy-
ing both upper quadrants of the left breast and were report-
ed as BI-RADS 4. Breast MRl demonstrated an extensive area
of microcalcification and architectural distortion, associated
with a 4x4 cm mass in the upper outer quadrant, highly sug-
gestive of malignancy (Figure 5). An ultrasound-guided core
needle biopsy was obtained from both lesions and revealed
AME in a background of fibrocystic changes, with usual duc-
tal hyperplasia. However, the second lesion was reported as
concomitant ductal carcinoma in situ. The multidisciplinary
breast team meeting decided to remove implants, mastecto-
my, and sentinel lymph node biopsy.

Discussion

AME is a rare benign breast lesion that may pose both clinical
and diagnostic challenges. It was first described by Hamperl
in 1970 [5].

Histologically, it consists of biphasic proliferation of both myo-
epithelial and epithelial cells. AME lesions have been classi-
fied into tubular, lobulated, or spindle cell variants, and these
growth patterns occasionally coexist [1]. Its papillary architec-
ture in most masses propagated the theory of it being a vari-
ant of intraductal papilloma [2].

The benign nature of AME is comforting, but its low poten-
tial for malignancy incites extensive diagnostic and treat-
ment plans [2].
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Figure 1. (A) Mammogram with mediolateral oblique view (MLO) that shows the partially obscured breast mass, denoted by the arrow.
(B) Ultrasound confirms the findings of the mammogram in Figure 1A.
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Figure 2. (A) Mammogram with craniocaudal (CC) view demonstrates the poorly defined mass on a background of fatty breast tissue
(large arrow) and vascular calcification (small arrow). (B) Ultrasound confirms the findings of the mammogram in Figure 2A.
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Figure 4. (A) Demonstrates CK7 in glandular components;
(B) CD10 highlights the myoepithelial cells.

Figure 3. (A) H&E x10; (B) H&E x20; (C) H&E x40, showing a
biphasic tumor composed mainly of myoepithelial cells
surrounding epithelial-lined spaces. Figure 5. MRI shows a well-defined mass with a concomitant

diffuse lesion on the surface of the intact implant on

the left breast, denoted by the arrow.

The reported mean age at presentation is 59 years, yet it can
occur at any age [6,7]. The 3 patients presented here demon-
strated a wide range of disease patterns. Presentation var- Based on heterogeneity and variability, diagnosis can be dif-
ies from incidental findings on screening images to palpable, ficult and challenging [8]. The role of imaging cannot be over-
painless, well-defined masses [1]. Unilateral lesions are the emphasized. Mammograms complemented by ultrasound can

most common. However, and to a lesser extent, bilateral le- have limitations, as findings are occasionally nonspecific [9].
sions have also been reported [7]. The size variation as in this The addition of MRI can provide specific morphological and
report ranged from 0.3 to 7 cm [1]. hemodynamic characteristics [10]. The usual appearance on
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mammograms is an oval or round isodense mass with clear or
partially obscured or microlobulated margins; further, when as-
sociated with type C or type D breasts, it becomes more chal-
lenging as the heterogeneous density can obscure the visu-
alization. Internal group macrocalcifications may be present
in some lesions; however, associated microcalcification out-
side lesions can suggest a dual pathology, like case 3 in our
series [7,9-12].

Ultrasound shows features such as solid, hypoechoic, oval-
shaped nodules, and irregular, microlobulated, or indistinct
margins. Color Doppler ultrasound can also be utilized to de-
lineate lesion vascularity [7,9-12].

MRI supersedes other imaging techniques as it provides de-
tails of most lesions when increased homogeneously with the
dynamic progressive enhancement curve, type | curve [10].

Another diagnostic method that has gained popularity in re-
cent years is the sono-elastogram, which is used to assess the
elasticity of normal breast tissue compared to tissue fibrosis,
desmoplastic reaction, and malignant lesions [13].

The histological diagnosis of AME is also challenging. Diagnosis
is difficult on cytology alone, as it can be confused with oth-
er neoplasms. On the other hand, core biopsy is more helpful
and provides precision in diagnosis [14].

Various histological changes have been reported, from the less
common presence of calcification and cystic appearance to ar-
eas of focal adenosis, sclerosing adenosis, and nodular sclero-
sis [15,16]. These changes have been documented in our series.

Special attention is required when various forms of metaplasia
are present [1,17]. All 3 cases reported here showed some ele-
ments of metaplasia. Immunohistochemical staining is utilized
to highlight both myoepithelial and epithelial cells of AME [8].

In our report, myoepithelial cells were stained by CK5/6, cal-
ponin, and p63, while epithelial cells were stained with CK
and ER.

To date, the literature is devoid of established guidelines for
the management of both benign and malignant AME [18].
The main treatment is surgical in the form of WLE, with spe-
cial attention to achieve negative margins to avoid local re-
currence [12]. Mastectomy with radiation is reserved for large
malignant lesions.
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Malignant transformation usually involves 1, or less common-
ly, both cellular components [2,19]. This is characterized by the
rapid growth of a preexisting or newly developed mass [12].
Excisional biopsy usually discloses the diagnosis [20]. Typical
histopathological features include a high mitotic rate, cellular
atypia, and necrosis [21].

Malignant AME appears to spread through the hematogenous
stream and may occur early with primary tumors >1.6 cm in
size [3,22]. There are few reports of synchronous and meta-
chronous breast malignancy [16,23,24].

As for any breast lesion, local recurrence of AME can occur
with benign and malignant lesions due to insufficient or nar-
row margins of excision [1,21]. Surgical excision with wider
margins is recommended for recurrent lesions [1].

The overall 5-year survival was 74.4% with studies reporting
disease-free survival after 13 years of follow-up [23]. A poor
prognosis was reported in patients ages 80 and older and
those who chose nonsurgical treatment [25]. Postoperative
chemotherapy, hormonal therapy, and radiation therapy were
not associated with an improvement in overall survival [25].

Conclusions

Breast AME is a rare condition that can pose diagnostic chal-
lenges due to variable imaging presentations, necessitating
percutaneous core biopsy for initial diagnosis. Clinical suspi-
cion coupled with utilizing both radiological and histopatholog-
ical facilities can aid in accurate diagnosis and management.
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