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Abstract Ductal carcinoma in situ (DCIS) of the male breast is rare. Even more rare is the finding of

DCIS in association with gynecomastia. After an extensive literature search, only two cases have been

reported in the literature, both in adults. Here we present the case of a 16-year-old adolescent boy who

presented with pubertal gynecomastia that was treated with bilateral subcutaneous mastectomies. A

DCIS focus was found in the right breast specimen, and the patient underwent bilateral completion total

mastectomies uneventfully. Despite its rarity, surgeons should be aware of the possibility of the breast of

adolescents with gynecomastia harboring a neoplastic focus.

D 2005 Elsevier Inc. All rights reserved.
Gynecomastia, the Greek term for the presence of

female-type mammary glands in the male, is a common

disorder in pubertal boys [1]. Usually considered a

cosmetic problem, its true incidence is not known [2],

with reports in the literature ranging between 60% and 70%

[3,4]. There is a significant discrepancy regarding the

association of this disorder with breast cancer in males [2].

Clinical gynecomastia has rarely been associated with

breast cancer [5,6], and most authors failed to find

convincing evidence associating the 2 conditions [7,8]. A

more rarely reported finding is that of ductal carcinoma in

situ (DCIS) in males in association with gynecomastia.

Only 2 cases have been reported in the literature [9,10],

both in adults. Herein, we present the first case of DCIS in

an adolescent with gynecomastia.
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1. Case report

A 16-year-old adolescent Hispanic boy presented with a

1-year history of bilateral breast enlargement. On physical

examination, he was found to have nearly symmetrical

breast enlargement with a palpable, firm, well-defined, tender

7 � 5-cm subareolar disc of tissue on both sides associated

with breast protrusion 4 cm above the skin surface (Fig. 1).

Further examination revealed no abnormalities. Because

of pain with contact sports, failure of resolution after a year,

and the psychological burden posed on the patient by his

peers, a bilateral subcutaneous mastectomy was performed.

Through a circumareolar incision, a mass of tissue

measuring 8.5 � 5.6 � 3.4 cm (81.2 g) was removed from

the right breast and another mass 6.5 � 5.1 � 3.4 cm

(50.5 g) from the left breast. No discrete lesions, areas of

nodularity, or calcifications were identified. The patient had

uneventful healing of his wounds with good cosmetic

results (Fig. 2).
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Fig. 1 Preoperative pictures showing moderate to severe

symmetrical bilateral gynecomastia with breast protrusion 4 cm

above the skin surface.

ig. 3 Microscopic picture of the duct involved with DCIS. The

hole duct is lined with several layers of atypical cells with

lustering at one end (arrow) (H&E, original magnification �40).
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Histopathological examination identified a single focus

of DCIS in the right breast, 2.5 mm in greatest dimension

involving a single duct. The DCIS focus was subclassified
ig. 2 Postoperative picture showing significant reduction of the

ize of both breasts. The circumareolar scar is unremarkable and

Fig. 4 The area of the duct shown in Fig. 3 with heaped-up

neoplastic cells extending into the lumen and having a cribriform

pattern. No comedo necrosis is identified (H&E, original magni-
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the breasts have a smooth symmetrical contour.
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as intermediate grade, cribriform type without comedo

necrosis. The margins of resection were free of DCIS

(N2 mm) in all directions. The lesion was assigned a Van

Nuys Prognostic index (VNPI) of 5 (1 for size, 2 for grade,

and 2 for margins) (Figs. 3 and 4). The remaining right

breast, as well as the left breast tissue, showed evidence of

gynecomastia overall of the fibrous type with widespread

atypical ductal hyperplasia. The results of immunohisto-

chemical staining demonstrated positivity for both estrogen

and progesterone receptors in the DCIS focus as well as the

surrounding breast tissue. A peripheral blood karyotype was

normal ruling out Klinefelter’s syndrome. The patient

underwent bilateral completion total mastectomies with free

nipple grafts. Reexcision histopathology revealed residual

bilateral gynecomastia with atypical ductal hyperplasia, but

no DCIS or infiltrating carcinoma.
fication �200).
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2. Discussion

Pubertal gynecomastia is considered by many to be a

phase of normal development rather than a disease process

[11]. In the majority of teenagers, no underlying etiology

can be identified, and the condition usually regresses

spontaneously in 1 to 2 years [12].

It is important to exclude the presence of malignancy in a

patient with gynecomastia. Clinical examination is usually

sufficient for this purpose [13,14]. The only disorder proven

to be associated with an increased risk of breast cancer in

men is Klinefelter’s syndrome [15] characterized by a

47,XXY karyotype together with gynecomastia, testicular

hypoplasia, and azoospermia [16]. Testicular examination is

therefore essential in these cases, and, if abnormal,

laboratory studies may be helpful (eg, serum LH/FSH,

sperm count and a peripheral blood karyotype) [14]. Unless

the patient presents with a unilateral, firm, irregular mass,

bloody nipple discharge, or a clinical picture suspicious for

Klinefelter’s syndrome, a breast biopsy is unnecessary

[11,17]. In the case described herein, both breasts were

enlarged with no discrete masses, and there were no features

suggestive of Klinefelter’s syndrome, and, hence, a biopsy

was not felt beneficial. The use of mammography to workup

patients with gynecomastia is advised by a few authors

[18,19] based on its ability to differentiate fat from glandular

tissue and identify suspicious masses; however, this view is

not held by many others [13,20] because of the small size

and dense nature of the male breast tissue.

The majority of the time in patients with gynecomastia

reassurance is all that is needed, especially when the breast

diameter is less than 4 cm [11]. Correction of an identified

hormonal abnormality or withholding an offending drug is

sometimes sufficient. Several pharmacological agents have

been tried with variable results including antiestrogens such

as clomiphene citrate [21] and tamoxifen [22], as well as

synthetic androgens such as dihydrotestosterone heptanoate

[23] and danazol [24].

Surgery is recommended if the above measures fail to

alleviate pain, psychological concerns, or the suspicion of a

malignant process [13]. Subcutaneous mastectomy through

a periareolar incision has been recommended [25].

Liposuction is another increasingly used modality. Patients

with severe breast enlargement, excess skin, and protruding

nipples according to Simon’s classification [26] may

require excision that includes the nipple, with or without

additional liposuction [11]. Our patient had persistence of

pain and discomfort after a year of follow-up and

continued to experience psychological problems because

of his body image. For these reasons, which may be

regarded as mainly cosmetic, and in the presence of excess

skin as well as gynecomastia of the mixed type, the

decision was made to perform a bilateral subcutaneous

mastectomy rather than a liposuction.

Findings on pathological examination of the excised

breast tissue in cases of gynecomastia vary with the
temporal phase of the disease. Florid gynecomastia, over

time, regresses to the intermediate rather than the fibrous

phases [11,27]. All phases demonstrate increased number

and cellularity of mammary ducts surrounded by a fibrous

stroma with variable periductal cellularity, edema, and

chronic inflammation [11]. In this case, a focus of DCIS

and bilateral atypical ductal hyperplasia were also found.

The association of DCIS and gynecomastia has been

reported in the literature only twice, both in adult men, a

32-year-old and a 60-year-old [9,10].

Ductal carcinoma in situ in males is rare, accounting for

about 7% of all male breast carcinomas [28]. Most of the

literature on DCIS is derived from experience with the

female variant of the disease. Pathologically, 5 architectural

types of DCIS have been described in women [29-31]:

comedo, cribriform, solid, micropapillary, and papillary. In

males, all types have been described with the exception of

the micropapillary pattern [32,33]. Because of its rarity in

males, the disease is associated with a high risk of error in

diagnosis, particularly when associated with gynecomastia.

In these cases, focal squamous metaplasia [34] and extreme

epithelial hyperplasia [35] may simulate DCIS.

The use of mammography in women has revolutionized

the management of DCIS, leading to its detection in the

subclinical stage in 85% of cases [36]. This, however, does

not apply to men where most denovo DCIS cases present

as a palpable mass (75%) or bloody nipple discharge

(25%) [28]. In these patients, a tissue diagnosis is the first

step unless DCIS is incidentally discovered, as in the

reported case.

The management of male patients with DCIS has not

been extensively studied, and no firm guidelines for

treatment exist. The first major advance in management

was the elimination of axillary lymph node dissection as this

was uniformly negative for malignancy [28,32]. The

management of the breast itself had been more controver-

sial. Three options are available: lumpectomy, local excision

followed by radiotherapy, and mastectomy. In males,

lumpectomy with or without radiotherapy for DCIS has

no real support in the literature and is considered unneces-

sary by several sources [28]. In addition, as the majority of

these lesions are subareolar, nipple excision will be required

[20]. Thus, most authorities recommend total mastectomy in

males [28]. With this approach, the recurrence rate has thus

far been 0% [20,37]. Radiotherapy, tamoxifen, or chemo-

therapy is not required in males after total mastectomy for

DCIS [28]. Our patient underwent a completion total

mastectomy with free nipple grafting. No recurrent lesions

have been identified to date for 6 months’ follow-up.

In women, 3 prognostic factors have been shown by

multivariate analysis to determine the aggressiveness and,

hence, the possibility of local recurrence of DCIS after

breast conservation therapy [36,38,39]. These are lesion

size, margin status, and histological grade (nuclear grade

and presence or absence of comedo necrosis), with the

histological grade being the most significant [40,41]. The
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VNPI was based on these variables and assigned a score

from 1 to 3 to each factor. For size, a score of 1 is given

for tumors 15 mm or less, 2 for tumors 16 to 40 mm, and

3 for those 41 mm or more in diameter. For margins, a

score of 1 is given for widely clear tumor-free margins of

10 mm or more, 2 for intermediate margins of 1 to 9 mm,

and a score of 3 for margins less than 1 mm. For

histological grade, a score of 3 is given for all high-grade

lesions, 2 for non-high-grade lesions with comedo-type

necrosis, and a score of 1 for non-high-grade lesions

without comedo-type necrosis [42]. The total score thus

ranges between 3 (most favorable) and 9 (least favorable)

[36]. At the Breast Center (Van Nuys, Calif), patients with

a score of 3 to 4 are offered local excision without

radiotherapy. Those with scores 5 to 7 are offered local

excision and radiotherapy as this was found to decrease the

local recurrence rate by 14%. Patients with a score of 8 to

9 are offered lesionectomy and radiotherapy or mastectomy

in face of the high recurrence rate even with the use of

radiotherapy [36]. Whether the VNPI and its use in

guiding treatment options apply also to DCIS in males

has not been studied. Our patient had a VNPI of 5.

Whether he would have benefited from only lumpectomy

and radiotherapy or down scoring by reexcision, as would

have been the case in a female with DCIS of the same

score, is not known.

In conclusion, pubertal gynecomastia is a common

problem in the adolescent male population. The majority

of cases spontaneously regress and require no specific

treatment. However, the surgeon should bear in mind the

rare possibility of the breast harboring a malignant lesion,

and, if clinically suspicious, a more aggressive workup,

including an excisional biopsy, is required. In cases where

DCIS is identified, total mastectomy appears to be the safest

option, until further studies define the role of breast

conservation therapy in males.
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