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A rare case of intraductal papilloma 
with atypical ductal hyperplasia in a 
male breast: A pathological diagnosis
Sushma Bharti, Jyotsna Naresh Bharti, Jeewan Ram Vishnoi1, Arsha B. Soudamini

Abstract:
Male breast cancer is itself a very rare condition and represents 0.5%–1% of all breast cancers 
diagnosed. Atypical ductal hyperplasia  (ADH), intraductal papilloma  (IP), and ductal carcinoma 
in situ are also very rare in a male breast. Only a few cases of ADH with gynecomastia have been 
reported in English literature until now. Here, we report a rare case of an IP with ADH associated with 
gynecomastia in an elderly male, who complained of right nipple pain, discharge, and tiny retroareolar 
mass. Mammography showed a subareolar nodule graded as the Breast Imaging‑Reporting and 
Data System 4B. It is difficult to differentiate, both clinically and radiologically, between benign and 
malignant papillary lesions and invasive carcinoma, because of the similarity of findings. Hence, any 
male with palpable unilateral hard fixed lesions in the retroareolar region with complaints of nipple 
discharge, skin changes, or axillary lymphadenopathy should have a histopathological evaluation.
Keywords:
Atypical ductal hyperplasia, breast, gynecomastia, male, papilloma

Introduction

Male breast cancer  (MBC) constitutes 
0.5%–1% of al l  breast  cancers 

diagnosed worldwide,[1] and its incidence 
has increased in the past 25 years.[2] The rate 
of breast complaints has also increased from 
0.8% to 2.4% over the past two decades.[3] Pure 
ductal carcinoma in situ (DCIS) constitutes 
0.1% of all MBCs. Intraductal papilloma (IP) 
and atypical ductal hyperplasia  (ADH) 
are very rare conditions in the male breast 
pathology, with very few reported cases 
of ADH associated with gynecomastia.[4] 
Only seven cases of IP have been reported 
in the indexed literature although often in 
females.[5] Here, we report a rare case of an 
IP with ADH associated with gynecomastia 
in an elderly male.

Case Report

A 60‑year‑old healthy male presented 
to the surgical outpatient clinic with 
complaints of right nipple pain; intermittent, 
reddish brown, and sometimes watery 
nipple discharge; and a subareolar mass 
measuring 1 cm in diameter noticed 6 
months previously. Physical examination 
showed asymmetrical breasts with normal 
nipple–areolar complexes  (NACs) with a 
firm, tender, well‑circumscribed nodular 
mass palpable in the right retroareolar 
region. No erythema or dimpling in the 
skin was noted. The remaining right and 
left breasts were normal. No palpable 
bilateral axillary or supraclavicular lymph 
nodes were found. There was no history 
of local trauma, recent weight loss, and 
use of anabolic steroids or other drugs that 
cause gynecomastia. The family history 
was negative. Bilateral mammography 
showed an enlargement of the right nipple 
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than the left with a small, irregular, spiculated lesion 
measuring 0.5 cm × 0.4 cm × 0.5 cm in the retroareolar 
region of the right breast  [Figure  1]. However, there 
was no evidence of calcification and any architectural 
distortion and skin thickening in the right breast. It was 
graded as Breast Imaging‑Reporting and Data System 
4B with unremarkable bilateral axillary lymph nodes 
and left breast. 

Cytology of nipple discharge was negative for malignancy. 
Fine‑needle aspiration cytology from the mass was 
rendered as a proliferative breast lesion with atypia. 
Considering the age of the patient, mammography, and 
FNA findings, right modified radical mastectomy (MRM) 
was planned. We received the right MRM specimen. 
On sectioning through NAC, a well‑circumscribed, 
retroareolar nodule measuring 1 cm in diameter was 
identified along with 26 lymph nodes extracted from the 
axillary tail, with the largest measuring 2 cm in diameter. 
Microscopy revealed an IP with dilated cystic structures 
with a papillary proliferation of epithelial cells with 
central cores [Figure 2a and b] without atypia and foci of 
ADH [Figure 2c]. The rest of the breast parenchyma was 
unremarkable. Lymph nodes showed features of reactive 
hyperplasia. No evidence of invasive malignancy was 
seen. The cells were strong and diffuse positive for 
estrogen receptor [Figure 2d], but calponin and smooth 
muscle actin were focally positive. The final diagnosis 
of IP with ADH was rendered. The postoperative course 
was uneventful, and the patient has continued medical 
follow‑up.

Discussion

Male breast disease is usually unrecognized because 
of a lack of awareness, rarity of the disease, and little 
epidemiological data available in literature compared 
to that of the female breast.[5,6] Male and female breasts 
are similar at birth. Subareolar ducts are histologically 
similar to ducts in prepubertal girls. A  adult normal 
male breast consists mainly of large ducts without lobule 
and acini formation, which generally do not extend 
beyond the central subareolar portion. The ducts are 
embedded in the fibrous stroma and adipose tissue. 
The pectoralis muscle is more prominent, but lacks 
suspensory ligament of Cooper as there is no lobular 
unit.[3] However, pathological gynecomastia can occur 
in any age group.[4] The risk factors are similar for all 
breast lesions and include age, family history, endocrine 
and hormonal imbalance, Klinefelter syndrome, systemic 
diseases, neoplasms, medications, and obesity as well 
as a history of orchitis or testicular tumor, liver disease, 
thoracic radiotherapy, and genetic predisposition such 
as BRCA 2 gene and P53.[2,7] Retroareolar mass in men 
can be of benign or malignant lesions such as IP or any 
soft‑tissue tumors. The clinical presentation of benign 

papilloma, malignant papilloma, in situ carcinoma, or 
invasive carcinoma is similar as single‑duct bloody or 
serous discharge or discharge associated with a palpable, 
unilateral, hard, fixed lesion in the subareolar region in 
elderly males.[7,8] It may be associated with skin changes 
or axillary lymphadenopathy. Although gynecomastia 
followed by lipoma and epidermal inclusion cysts is 
commonly seen in males,[7] gynecomastia can be seen 
in association with IP, ADH, and invasive carcinoma.[4] 

Microscopy of IP shows an epithelium containing both 
luminal and myoepithelial cells and abundant stroma, 
forming a few broad fronds. ADH is defined as the filling 
and distension of the involved ducts by a monotonous 
population of hyperchromatic, small‑ to medium‑sized, 
rounded, cuboidal, or polygonal cells, which remain 

Figure 1: Right breast mammography showing a small, irregular, spiculated lesion 
in the retroareolar region

Figure 2: (a) Intraductal papilloma showing an intraluminal papillary lesion within 
a dilated duct along with epithelial hyperplasia (H and E, ×10). (b) Intraductal 

papilloma showing fibrovascular cores (H and E, ×40). (c) Atypical ductal 
hyperplasia showing solid hyperplasia and monotonous population (H and E, ×10). 
(d) Immunohistochemically showing strong and diffuse nuclear positivity of estrogen 

receptor
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patient consent forms. In the form, the patient has given 
his consent for his images and other clinical information 
to be reported in the journal. The patient understands 
that his name and initial will not be published, and 
due efforts will be made to conceal his identity, but 
anonymity cannot be guaranteed.
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regularly spaced, sometimes with cribriform spaces 
or micropapillary formation.[4,9] In the present case, IP 
with ADH was noted in a gynecomastia patient. This 
case is unique because both lesions are rarely seen in a 
male breast, and in this case, they were seen together 
and were associated with gynecomastia. ADH and 
low‑grade DCIS have similar histological features, but 
ADH is a benign condition and the relative risk for future 
breast cancer is 4, but DCIS is more extensive and has 
the relative risk of 8–10 for later breast carcinoma.[10] 
The clinical and radiological features are not sensitive 
and specific for the differentiation of benign and 
malignant papillary lesions.[9] Therefore, cytological 
features or surgical excision is needed for appropriate 
diagnosis and treatment,[8] as breast malignancy in 
males rapidly progresses to an advanced stage because 
the parenchyma in a male breast is inadequate and 
as a result presents with secondary signs of nipple 
retraction, fixation to deep tissue, skin ulceration, and 
lymphadenopathy.[3] Breast cancer mortality rate is high 
in men because mammography screenings are fewer and 
consequently, detection in men compared to females is 
usually late.[1,6,7]

Conclusion

The incidence of breast cancer in males and females 
has increased in the past 25 years. Owing to the lack 
of awareness and screening mammography and the 
resultant delayed diagnosis, there is a high mortality in 
men. Gynecomastia can be associated with IP, ADH, and 
invasive carcinoma with different clinical presentations. 
In addition, ADH and low‑grade DCIS have similar 
histological features. Therefore, surgical excision and 
meticulous histopathological evaluation is mandatory.
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