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ABSTRACT

Adenomyoepithelioma is a rare benign breast neoplasm characterized by the proliferation of both epithelial and myoepithelial cells belonging to
the breast lobules and ducts. Adenomyoepithelial tumors of the breast shows a spectrum of biological behavior. Radiologic findings are not
specific and do not allow to distinguish the benign or malignant nature of the lesion Although benign, it has a potential for local recurrence;
therefore, proper excision with margins free from disease is mandatory for diagnosis and treatment. Here we report a case of adenomyoepithelioma
of breast in a young female patient, initially reported as lobular carcinoma in situ in a background of tubular adenoma.
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INTRODUCTION

Adenomyoepithelioma is a rare benign breast neoplasm characterized
by the proliferation of both epithelial and myoepithelial cells
belonging to the breast lobules and ducts. Adenomyoepithelial tumors
may be found in salivary glands and skin appendages, but very rarely

presents in the mammary gland .

In the few cases reported previously, these tumors clinically show up as
a single asymptomatic hard roundish shape irregular nodule and the

differential diagnosis with breast cancer is challenging*****”.

Although benign, it has a potential for local recurrence; therefore,
proper excision with margins free from disease is mandatory for
diagnosis and treatment. Malignant transformation of
adenomyoepithelioma is possible, and in this case, the tumor must be
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treated as a breast carcinoma “*'”.

Here, we report a case of Adenomyoepithelioma of breast in a young
female patient.

Case Report

A 20-year-old female noticed a lump in her right breast on self-
examination, 3 weeks after which she reported to a local physician.
The breast lump was not associated with any pain. She has a regular
menstrual history. There was no significant past medical, surgical or
family history. The physician referred her to the local hospital where
she was examined and advised preliminary routine blood
investigations and ultrasonography of the right breast lump.

The routine blood investigations were within normal limit. The
ultrasonography showed a well-defined, oval shaped, heterogeneously
hypoechoic, wider than taller SOL with smooth margin measuring 4.6
X 2.4 cm showing minimum vascularity on colour doppler study and
having cystic and necrotic areas in subareolar region of right breast.
The impression was given as: features suggestive BIRADS 111 lesion (?
Fibroadenoma) in subareolar region of right breast with an advice of
histopathological evaluation. The lump was excised thereafter and
tissue was sent for HPE.

The histopathological report suggested to be lobular carcinoma-in-situ in a
background of tubular adenoma. After receiving the report the patient was
referred to State Cancer Institute, Gauhati Medical College and Hospital,
Assam. She was advised a slide review in our department of Onco-
Pathology before proceeding for further management of the patient.

On reviewing and re-sectioning of the received tissue blocks, we saw
the tumor arranged in lobulated, tubular, trabecular and papillaroid

pattern. The tubules are lined by outer layer of polygonal to spindle
shaped cells with clear cytoplasm and bland nuclei. The inner lumen is
lined by cuboidal cells with moderate eosinophilic cytoplasm and
bland central nuclei. The lobular areas are outlined by basement
membrane material. Few of the cells show atypical features displaying
high nucleocytoplasmic ratio with hyperchromatic nuclei. Therefore,
the case was reported as myoepithelial neoplasm with a differential
diagnosis of Adenomyoepithelioma right breast lump.

Immunohistochemistry for calponin, P63, CK-7, CK-5/6 was advised
which stained positive complementing the histopathological
diagnosis.
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(40x10 x, H & E stain), B- Prominent hyaline basement membrane
material surrounding the tubules (40x10 x, H & E stain, C- Dual
population of myoepithelial cells surrounding epithelial cells (40x10
x, H & E stain), D- Polygonal shaped myoepithelial cells surrounding
the epithelial cells (40x10x, H& E stain)
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DISCUSSION

Breast adenomyoepithelioma was first reported by Hamperl in 1970
" Adenomyoepithelial tumors of the breast are rare neoplasms;
approximately 150 cases have been described in the Literature .

Adenomyoepithelial tumors of the breast shows a spectrum of
biological behavior "”. Adenomyoepithelial tumors are characterized
by proliferation of both epithelial and myoepithelial cells, which
belong to the breast lobules and ducts"?.

Benign adenomyoepithelioma has been classified as tubular, lobulated
orspindle cell variants"?.

Malignant transformation may occur in tumors with high mitotic rate,
atypia, necrosis, cellular pleiomorphism and infiltrative borders.
Malignant changes may involve most often the epithelial cells than the
myoepithelial ones, and rarely both”. Malignant adenomyoepithelial
tumors can be associated to mostly hematogenous rather than
lymphatic metastasis ' “to lung ', brain, jaws, liver and thyroid "”.

Due to rarity of adenomyoepithelial tumor of the breast available
imaging reports describe small patient cohorts and single patient studies
only. Radiologic findings are not specific and do not allow to distinguish
the benign or malignant nature of the lesion "?. MRI might provide
additional information about morphology and hemodynamic features .

Fine needle aspiration are never diagnostic, as reported earlier “*'*. It
was not done in our case either. These lesions can be diagnostically
challenging in core needle biopsy as well, because of its heterogeneity .

On Histopathology, breast adenomyoepithelioma is a well
circumscribed encapsulated or lobulated mass with proliferation of
both epithelial and myoepithelial cells. Epithelial cells usually form
glandular spaces. Myoepithelial cells are usually prevalent and may be
polygonal shaped with clear cytoplasm or spindle shaped. Tubular
structures can be occasionally noted. Malignant cases have infiltrative
growth pattern, high mitotic rate or severe atypia which can be seen in
epithelial or myoepithelial components. Malignant epithelial
component can have features of invasive carcinoma no special type,
invasive lobular carcinoma, metaplastic carcinoma. Malignant
myoepithelial component shows features of myoepithelial carcinoma
including overgrowth of myoepithelial cells, nuclear atypia and
mitotic activity “”. Immunohistochemistry defines the epithelial
component when markers cytokeratin AE1/AE3, CK7, CK8, EMA and
CEA are found; the myoepithelial component is defined by markers
calponin, S100, SMA, SMMCH, p63, CK5/14, smooth muscle myosin
heavy chain “**". There could be positivity for estrogen and/or

progesterone receptors .

There are neither guidelines for the treatment of benign or malignant
adenomyoepithelioma nor mature clinical reference in the present
scenario, since it is rare *”

Benign adenomyoepithelioma has a good prognosis and radiotherapy
has been used in few cases with local recurrence **.

Prognosis is poor in malignant cases since, the disease is characterized
by invasiveness, high recurrence rate and metastasis ”, and
chemotherapy has no significant success “**”.

CONCLUSION

The AME of the breast is a relatively rare, benign tumor that has a
spectrum of disordered epithelial-myoepithelial proliferations. Due to
the morphologic heterogeneity of this tumor, misinterpretation on a
needle biopsy may occur “*”. Although most tumors are benign,
malignant transformations have been reported. Cases with significant
cytologic atypia, necrosis, and brisk mitotic rates raise the suspicion
for malignancy “**”. Therefore, atypical features should be noted in the
pathology report, and complete excision with adequate margins is
recommended to decrease the potential for recurrence and metastasis.

REFERENCES:

1. AccursoA., Donofrio V., Insabato L., Mosella G. Adenomyoepithelioma of the breast. A
case report. Tumori. 1990;76(December (6)):606—610. [PubMed] [Google Scholar]

2. Choi J.S., Bae Y., Jung W.H. Adenomyoepithelioma of the breast. Its diagnostic
problems and histogenesis. Yonsei Med. J. 1996;37(4) [PubMed] [Google Scholar]

3. Hikino H., Kodama K., Yasui K., Ozaki N., Nagaoka S., Miura H. Intracystic
adenomyoepithelioma of the breast—case report and review. Breast Cancer.
2007;14(October (4)) [PubMed] [Google Scholar]

4. Hikino H., Nagaoka S., Miura H., Kurosumi M. Benign myoepithelioma of the breast:
origin and development. Pathol. Int. 2009;59:422-426. [PubMed] [Google Scholar]

5. lyengar P., Ali S.Z., Brogi E. Fine-needle aspiration cytology of mammary
adenomyoepithelioma: a study of 12 patients. Cancer. 2006;108(August (4)):250-256.
[PubMed] [Google Scholar]

6. Yoon Y., Chitale D. Adenomyoepithelioma of the breast: a brief diagnostic review.
Arch. Pathol. Lab. Med. 2013;137(May (5)):725-729. [PubMed] [Google Scholar]

7. Yuan Z., Qu X., Zhang Z.T., Jiang W.G. Lessons from managing the breast malignant
adenomyoepithelioma and the discussion on treatment strategy. World J. Oncol.
2017;8(August (4)):126-131. [PMC free article] [PubMed] [Google Scholar]

8. Kihara M., Yokomise H., Irie A., Kobayashi S., Kushida Y., Yamauchi A. Malignant
adenomyoepithelioma of the breast with lung metastases: report of a case. Surg. Today.
2001;31(10):899-903. [PubMed] [Google Scholar]

9. Logie N., Hugh J., Paulson K., Pearcey R., King K.M. Radiotherapy in the
multidisciplinary management of adenomyoepithelioma of the breast with an axillary
lymph node metastasis: a case report and review of the literature. Cureus. 2017;9(June
(6)):¢1380. [PMC free article] [PubMed] [Google Scholar]

10.  Petrozza V., Pasciuti G., Pacchiarotti A., Tomao F., Zoratto F., Rossi L., Fontana A.,
Censi F., Sardella B., Di Cristofano C., Porta N., Della Rocca C. Breast
adenomyoepithelioma: a case report with malignant proliferation of epithelial and
myoepithelial elements. World J. Surg. Oncol. 2013;11(October):285. [PMC free
article] [PubMed] [Google Scholar]

11.  Hamperl H. The myothelia (myoepithelial cells). Normal state; regressive changes;
hyperplasia; tumors. Curr. Top. Pathol. 1970;53:161-220. [PubMed] [Google Scholar]

12.  Tavassoli F.A., Eusebi V. Armed Forces Institute of Pathology; Washington,  DC:
2009. Tumors of the Mammary Gland: Atlas of Tumor Pathology, 4th Series, Fascicle
10; pp. 249-261. [Google Scholar]

13.  Bajpail., Punatar S.B., GuptaA., Badwe R., Gupta S. Bilateral adenomyoepithelioma of
breast. J. Cancer Res. Ther. 2013;9(July—September (3)):523-525. [PubMed] [Google
Scholar]

14. Howlett D.C., Mason C.H., Biswas S., Sangle P.D., Rubin G., Allan S.M.
Adenomyoepithelioma of the breast: spectrum of disease with associated imaging and
pathology. AJR Am. J. Roentgenol. 2003;180(March (3)):799-803. [PubMed] [Google
Scholar]

15.  AhmedA.A., Heller D.S. Malignant adenomyoepithelioma of the breast with malignant
proliferation of epithelial and myoepithelial elements: a case report and review of the
literature. Arch. Pathol. Lab. Med. 2000;124:632-636. [PubMed] [Google Scholar]

16. Nadelman C.M., Leslie K.O., Fishbein M.C. “Benign,” metastasizing
adenomyoepithelioma of the breast: a report of 2 cases. Arch. Pathol. Lab. Med.
2006;130(September (9)):1349-1353. [PubMed] [Google Scholar]

17.  Adejolu M., Wu Y., Santiago L., Yang W.T. Adenomyoepithelial tumors of the breast:
imaging findings with histopathologic correlation. AJR Am. J. Roentgenol.
2011;197(July (1)):W184-90. [PubMed] [Google Scholar]

18.  Ruiz-DelgadoM.L., Lépez-RuizJ.A., Eizaguirre B., SaizA., Astigarraga E., Fernandez-
Temprano Z. Benign adenomyoepithelioma of the breast: imaging findings mimicking
malignancy and histopathological features. Acta Radiol. 2007;48(February (1)):27-29.
[PubMed] [Google Scholar]

19.  ZhangL., Qin G., He Z., Chen W., Yang L. The mammography and MRI manifestations
of adenomyoepithelioma of the breast. Clin. Radiol. 2016;71(March (3)):235-243.
[PubMed] [Google Scholar]

20. Krystel-Whittemore M, Wen HY. Adenomyoepithelioma. PathologyOutlines.com
website. https://www.pathologyoutlines.com/topic/breastadenomyo.html. Accessed
June 18th, 2022.

21.  YaharaT., YamaguchiR., Yokoyama G., Yamaguchi M., Nakagawa S., Toh U., Shirouzu
K., Kage M., Fujii T. Adenomyoepithelioma of the breast diagnosed by a mammotome
biopsy: report of a case. Surg. Today. 2008;38(2):144-146. [PubMed] [Google Scholar]

22. Rosen P.P. Adenomyoepithelioma of the breast. Hum. Pathol. 1987;18(December
(12)):1232-1237. [PubMed] [Google Scholar]

23. Nadelman C.M., Leslie K.O., Fishbein M.C. “Benign,” metastasizing
adenomyoepithelioma of the breast: a report of 2 cases. Arch. Pathol. Lab. Med.
2006;130(September (9)):1349-1353. [PubMed] [Google Scholar]

24. Bajpail., Punatar S.B., GuptaA., Badwe R., Gupta S. Bilateral adenomyoepithelioma of
breast. J. Cancer Res. Ther: 2013;9(July-September (3)):523-525. [PubMed] [Google
Scholar]

I International Journal of Scientific Research |—| 51 |



Volume - 12 | Issue - 04 | April - 2023 PRINT ISSN No. 2277 - 8179 | DOI : 10.36106/ijsr
. ________________________________________________________________________________________________________________|
25. Loose J.H., Patchefsky A.S., Hollander I.J., Lavin L.S., Cooper H.S., Katz S.M.
Adenomyoepithelioma of the breast. A spectrum of biologic behavior. Am. J. Surg.
Pathol. 1992;16(September (9)):868-876. [PubMed] [Google Scholar]
26. Hoda SA, Rosen PP. Observations on the pathologic diagnosis of selected unusual
lesions in needle core biopsies of breast. Breast J. 2004;10(6):522-527. Google
ScholarCrossref PubMed
27. McLaren BK, Smith J, Schuyler PA, Dupont WD, Page DL. Adenomyoepithelioma:
clinical, histologic, and immunohistologic evaluation of a series of related lesions. Am J
Surg Pathol. 2005;29(10):1294-1299.Google ScholarCrossref PubMed
28. Loose JH, Patchefsky AS, Hollander 1J, et al. Adenomyoepithelioma of the breast: a
spectrum of biologic behavior. Am J Surg Pathol. 1992;16(9):868-876.Google
ScholarCrossref PubMed
29. Simpson RH, Cope N, Skalova A, Michal M. Malignant adenomyoepithelioma of the
breast with mixed osteogenic, spindle cell, and carcinomatous differentiation. Am J Surg
Pathol. 1998;22(5):631-636.Google ScholarCrossref PubMed

52 |—| International Journal of Scientific Research I




