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ABSTRACT 

Benign adenomyoepithelioma of the breast is a rare tumor characterized by biphasic 

proliferation of both an inner layer of epithelial cells and a prominent peripheral layer of 

myoepithelial cells. This entity may rarely progresses to a more malignant state or gives rise 

to metastasis. Accurate diagnosis and close follow up is essential for proper treatment of 

these tumors. We report a 15 year old girl who presented with large lump in the breast which 

was clinically mistaken for a giant fibroadenoma of breast. No nodes were palpable. On gross 

examination, a large lump 11x11x8 cm was noted which was well circumscribed, solid on cut 

section. On histopathologic examination  the diagnosis of adenomyoepithelioma was made 

which was further supported by immunohistochemistry findings. 
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INTRODUCTION 

  

The adenomyoepithelioma is a biphasic tumor, either benign or with low potential of 

malignancy, which can be found in salivary gland, skin adnexa and lung, but is more frequent 

in the mammary gland. This entity rarely progresses to a more malignant state or gives rise to 

metastasis [1]. The classification of the World Health Organization (WHO, 2012) divides the 

adenomyoepithelioma into a benign type where both the epithelial and myoepithelial 

component are histologically non-malignant and a form which shows a malignant 

transformation [2]. Benign adenomyoepithelioma of the breast is a rare tumor characterized 

by biphasic proliferation of both an inner layer of epithelial cells and a prominent peripheral 

layer of myoepithelial cells. It was first described by Hamperl [3] in 1970; more than 60 

cases have been reported since then. 
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CASE REPORT 

A 15 year old girl presented with lump in the right breast which she had first noticed 4 

months back. On examination, a mobile, firm, painless lump was palpable which measured 

around 10x10 cms and occupied most of the breast. Neither axillary nor supraclavicular 

lymph nodes were palpable.A clinical diagnosis of giant fibroadenoma was made and the 

lump was excised. FNAC and mammographic findings were not available when the specimen 

was sent to our department for histopathological examination. On gross examination, a 11x 

11 x8 cm mass was seen which was grayish white in colour, well circumscribed, lobulated 

and solid on cut section with areas of translucency . H & E staining of the sections revealed 

tubules lined by proliferating myoepithelial cells and luminal epithelial cells. The 

myoepithelial cells had clear abundant cytoplasm and were peripherally located in the acini, 

the epithelial cells had eosinophilic cytoplasm and were located centrally. Many of the 

tubules were cystically dilated and were surrounded by a fibrous stroma. There was no 

evidence of malignant change. A diagnosis of adenomyoepithelioma was made, tubular type. 

Immunohistochemistry was performed for EMA, S-100 and SMA. The luminal cells stained 

positive for EMA whereas S100 and SMA were positive in the myoepithelial cells. Post 

surgery, the patient is doing well and there is no evidence of recurrence so far. 

 

 

                  
 

Fig. 1 : Gross specimen of the tumor 

showing a large  lobulated grey tan 

tumor mass with solid cut surface. 

 

 Fig 2 : Photomicrograph showing tubules 

composed of epithelial and myoepithelial 

cells surrounded by a fibrotic stroma 

(H&E, 10X). 

 

. 
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Fig. 3 : Higher magnification showing 

tubules lined by inner epithelial cell layer 

and outer myoepithelial cells (H&E 40X) 

 

 Fig. 4a IHC for EMA showing positive 

staining of the epithelial cells 

 

 

                 
 

Fig. 4b showing positive staining for SMA 

in myoepithelial cells 

 

  

Fig. 4c showing positive S 100 staining of 

the myoepithelial cells  

 

 

DISCUSSION 

  

Adenomyoepithelioma, a biphasic neoplastic proliferation of luminal and myoepithelial cells, 

was first described by Hamperl [3] in 1970. . As Hamperl noted, this tumor may display a 

heterogeneous pattern because of the variable proliferation of epithelial and myoepithelial 

cells. The tumor has a biphasic nature, composed of cuboidal to columnar, epithelial-lined 

tubules surrounded by myoepithelial cells [4].A spectrum of histologic patterns, however, has 

been observed among various examples of these tumors and even in different areas of 
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individual tumors[5].These variations were based on the distribution of proliferating 

glandular and myoepithelial cells, the extent of spindle or polygonal configuration of 

myoepithelial cells, the prominence of papillary component, and the degree of fibrosis[5]. 

 

So far, other than case reports, only 4 comprehensive series studies [1,4,5,6] have been 

reported. Patient age ranged from 22 to 92 years (mean age, 59 years) in one series of 

study[4]. In our case however, the patient was only 15 years old. The size of 

adenomyoepithelioma ranges from 0.3 cm to 7 cm, with an average size of 2.5 cm[1,4] .The 

tumors have been described as round to lobulated, well circumscribed or discrete, and 

firm[1,5]. Our tumor was quite large in size measuring 11x11x8 cm. Tavassoli[1] proposed a 

classification system of myoepithelial lesions of the breast. These lesions were divided into: 

myoepitheliosis, adenomyoepithelioma and malignant myoepithelioma. 

Tavassoli[1] classified adenomyoepitheliomas as spindle cell, lobulated, and tubular (or 

adenosis) types with carcinoma arising in adenomyoepithelioma. The most common pattern 

is the tubular type with features characterized by proliferation of glandular cells and 

surrounding myoepithelial cells of abundant clear cytoplasm, as was seen in our case. 

 

The interplay between epithelial and myoepithelial cell elements is highlighted by 

immunohistochemical staining with antibodies specific for these 2 components. 

Adenomyoepithelioma  shows strong positivity for keratins CAM5.2 and for EMA in the 

epithelial component, whereas the myoepithelial cells express several specific markers, 

including muscle- specific actin and myosin, calponin, p63, CD10 and S-100 protein[7]. Our 

case showed positivity for EMA in the epithelial component and S 100 and actin in the 

myoepithelial cells.  

 

The exact etiology of breast adenomyoepithelioma is as yet uncertain. All cases have been 

sporadic and no familial aggregation has been observed. Kiaer et al [9] reported a case of 

sequential changes from adenomyoepithelial adenosis into adenomyoepithelioma which 

eventually became low grade malignant adenomyoepithelioma during the course of 18 years. 

From this observation, Choi et al. [10] proposed that adenomyoepithelioma was derived from 

a myoepithelial, long-standing, underlying breast disease such as adenosis and fibroadenoma. 

The association of adenomyoepithelioma with adenosis has been documented[11]. 

 

 Most adenomyoepitheliomas can be treated by local excision, but local recurrences have 

occurred 8 months to 5 years after initial excision[1,6,8].In the Tavossoli[1] study, most 

tumors with recurrence were of the tubular type of lesions, extending into, and blending with, 

the adjacent normal ducts. In our case, there was no recurrence 10 months post surgery. 

 

Differential diagnosis of adenomyoepithelioma includes benign lesions that contain 

prominent myoepithelial cells and invasive mammary carcinomas. The benign lesions 

considered in the differential diagnosis of these tumors include tubular adenoma, sclerosing 

adenosis, fibroadenoma, and pleomorphic adenoma. Tubular adenoma, sclerosing adenosis, 

and fibroadenoma have less prominent proliferative features compared with 

adenomyoepithelioma. Pleomorphic adenoma usually has prominent areas of chondroid and 

osseous differentiation. The prognosis of patients with adenomyoepithelioma of breast is 

usually good. Failure to achieve a free resection margin may result in local recurrence or 
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rarely malignant transformation. Therefore the need for correct diagnosis and follow up 

cannot be overemphasized in these patients. 

 

 

CONCLUSION 

  

Adenomyoepithelioma of breast is a rare tumor of epithelial and myoepithelial elements 

which should be considered in the differential diagnosis of solid breast lumps. This case is 

presented not only for its rarity but also for the very young age at which the tumor presented 

as well as its large size, which is unusual for a benign adenomyoepithelioma. Further studies 

will be necessary to understand the true nature of these tumors and their pathogenesis. 

Accurate diagnosis and close follow up is essential for proper treatment of these tumors. 
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