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ABSTRACT

Pure ductal carcinoma in situ of male breast (DCIS) is extremely rare. Only a few cases have been reported until now. Its treatment is not well
established. Prognosis is as good as in women. In this study, we reported 3 cases of pure ductal carcinoma in situ in the male breast. The mean age
of DCIS patients was 58.3 years. The main symptom was a breast mass. The median size of the tumor was 25 mm. Two patients had an axillary
lymph node. The left side was reached in 2 cases. All of the patients underwent mastectomy. The histopathological assessment showed papil-
lary, cribriform, and comedocarcinoma in situ. There was no evidence of invasive carcinoma. In one case, the DCIS was associated with Paget's
disease of the nipple. One patient received hormonotherapy. The time of follow-up ranged between 6 and 117 months. One patient developed
an invasive recurrence.
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Introduction

Pure Ductal carcinoma in situ (DCIS) of the man is extremely rare. The incidence is approximately 1% of all malignancies in men and 5%
to 7% of male breast cancer (1). It is usually associated with invasive carcinoma. We reported three cases on DCIS in men. The aim of our

study is to further emphasize the importance of this disease for men and to evaluate the management of this rare tumor.
Case Presentations

Case 1

A 58-year old man consulted for a left breast mass that has been evolving for 3 months. There was no remarkable personal history or family
history of breast’s disease. He had a remarkable history of smoking with 38 packages per year. On physical examination, we found a mo-
bile, well-defined mass, measuring 20 mm x 20 mm without axillary lymph node. The right breast was unremarkable. Mammography and
ultrasound showed a circumscribed nodule without calcifications in the left breast. This was considered as ACR 3 of the classification of
the American College of Radiology (ACR) (Figure 1). We performed a core needle biopsy. The histological findings showed a DCIS. The
patient underwent a mastectomy with sentinel node. Macroscopically, the tumor was greyish to white and measured 17 mm in its greater
axis. The definitive histopathological assessments showed DCIS with papillary and cribriform patterns (Figure 2). The nuclear grade was
intermediate, and there was no necrosis. Cells were polarized. The margins were free, with a clearance of 15 mm. No invasive cancer was
present. The nuclear grade was I of Van Nuys. Van Nuys Prognostic Index score (VNPI) was 6 (Table 1). Sentinel lymph node sampling
brought back three lymph nodes which were all negative. The immunohistochemical examination of estrogen (ER) and progesterone (PR)
receptors were negative for both. The patient was noted to be doing well until now, and he is regularly followed up, with a total duration

of follow-up of 10 years.

A written informed consent was obtained from the patient.
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Case 2 biopsy with histological assessment showed patterns of DCIS. A mas-
An 85-year old man was referred for a retro-areolar mass of the left  tectomy with axillary lymph node dissection was performed. In his-
breast and nipple retraction for more than 6 months. He had a medi-  tological findings, macroscopically the tumor measured 27 mm in its
cal history of hypothyroidism and he didn’t have a remarkable family ~ greatest diameter. The architectural patterns were cribriform and pap-

history of breast disease. On physical examination, there was a mobile illary, with Paget’s discase of the nipple (Figure 2). We didn't identify

retro-areolar mass, measuring 25 mm x 20 mm in greater diameter necrosis. The nuclear grade was intermediate, and cells were polarized.

with inflammatory skin changes (Figure 3). We also found an ipsilat- The margins were free, with a clearance of 10 mm. The nuclear grade

eral axllary lymph node. The mammogram and ultrasound revealed ™2 I of Van Nuys. VNPI score was 5. All lymph nodes were negative.

The ER and the PR were positive. Due to inflammatory skin signs in

a suspicious retro-areolar masse which considered as ACR4. The core

the first clinical presentation, the patient received Tamoxifen 20 mg
per day for five years (TEVA Sante, MACORS, Paris, France). He is
still being followed up without recurrence, with a total follow-up dura-
tion of 4 years.

A written informed consent was obtained from the patient.

Case 3

A 35-year-old man had a 3 weeks history of a painful lump in the peri-
areolar region of the right breast. There was no remarkable personal
history or family history of breast’s disease. The patient was neither
smoking nor alcoholic. On physical examination, we noted an elastic
gynecomastia of the right breast without any palpable mass (Figure 4).

There were no palpable lymph nodes. Mammography and ultrasound

Figure 2. a-d. Papillary patterns of DCIS (a), cribriform patterns of
DCIS (b), comedocarcinoma on DCIS (c), nuclear grade 2 of Van Nuys

(d)

Figure 3. Clinical appearance of a retro-areolar lesion with nipple
78 retraction and skin involvement Figure 5. Microscopic section showing necrosis
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Table 1. Scoring system according to the new Silverstein classification of VNPI

VNPI scoring system 1

Tumor size (diameter in mm) less or equal to 15

Margin width (in mm) less or equal to 10

Pathologic Classification non-high grade, (nuclear

grades 1 and 2) no necrosis

Age (in years) 61 or older

Overall VNPI score 4-6

VNPI: Van Nuys Prognostic Index score; Mm: millimeters

showed homogenous gynecomastia without nodules. A subcutaneous
mastectomy was performed. Histological examination revealed a DCIS
measured 10 mm in its greatest diameter, with papillary and comedo-
carcinoma patterns, and the nuclear grade was intermediate (Figure 2).
We identified the necrosis (Figure 5). Cells were rarely polarized. The
ER and the PR were negative. The margins were free with a clearance
of 5 mm. No invasive cancer was seen. The nuclear grade was II of Van
Nuys. VNPI score was 8. The patient was immediately lost from view
postoperatively. He consulted two years later for a retro-areolar mass. A
core biopsy was done and the histological findings showed a recurrence
of DCIS. A mastectomy with sentinel node was performed. The final
histological exam showed a poorly limited mass that measured 30 mm
in its greatest diameter. We noted the presence of necrosis. The ER and
the PR were negative. The margins were free with a clearance of 10
mm. The sentinel lymph nodes were free of disease. The nuclear grade
was II of Van Nuys. VNPI score was 8. The recurrence was confirmed,
and we didn’t recommend additional treatment for the patient. He was
lost from view again. He consulted 6 months later for peri-cicatricial
mass. The biopsy showed invasive ductal carcinoma. The chest X-ray,
ultrasound of the abdomen, and bone scintigraphy were performed
and there was no evidence of distant metastases. A large excision was
done followed by radiotherapy. The patient is still followed up with
no evidence of recurrence with a total duration of regular follow-up
of 5 years.

A written informed consent was obtained from the patient.
Discussion and Conclusion

Male DCIS is a rare entity, the incidence of male DCIS is 7% of all
male breast cancer (1). This low incidence is thought to be partly due
to the lack of breast screening in male patients.

There is no clinical particularity of the DCIS in man. The median age
of presentation is 65 years (range 25-94 years) but it is usually diag-
nosed at an advanced age (1, 2) as we reported in the second case. The
most frequent clinical symptoms are subareolar mass in 58% followed
by nipple discharge in 35% and rarely associated with gynecomastia in
19%, as we reported in the third case (2).

The radiological evaluation of the male breast is not standardized, the
mammography is done first and is followed by ultrasound (1, 3).

The comparison with female breast shows that the calcifications are less
frequently seen on the mammography as in our case series; we didn’t
found microcalcification (4). Ultrasonography of male DCIS typically
reveals a cystic lesion (4).

2 3
16-40 greater or equal to 41
1-9 <1

non-high grade, (nuclear
grades 1 and 2)with necrosis

high grade (nuclear grade 3)
with or without necrosis

40-60 39 or younger

7-9 10-12

Therefore, the DCIS of the male is expected to have a good progno-
sis with simple mastectomy only and no axillary sentinel node biopsy
or chemotherapy is needed as in female patients. Meanwhile, some
authors actually recommend the use of sentinel lymph node system-
atically (1, 4). Radiotherapy may be recommended for a male patient
with DCIS treated by lumpectomy or patients with involved margins
for reducing the local recurrence.

The European Organisation for Research and Treatment of Cancer
(EORTC) cohort concluded to be DCIS is the most commonly ob-
served precursor lesion in male breast cancer, which can explain the
aggressive behavior that we reported in the third case (5).

Histological examination showed that the papillary lesion was the
most frequently observed histological subtype at 74% and that the
cribriform patterns were less common with a rate of 27%. The low-
grade is the most frequent one (57%), and the intermediate grade is
less common (43%) as we reported in our case series, where all the pa-
tients expressed a nuclear grade 2. On the contrary, high-grade DCIS
is considered to be a very rare lesion in pure DCIS (6, 7). The grading
system for DCIS is very varied; we used Van Nuys grading, which took
into account nuclear features, and the presence or absence of necrosis.

Silverstein established the VNPI to attempt to identify the aggressive-
ness of DCIS in terms of local recurrence following breast-conserving
surgeries (Table 1) (8). Initially, the index evaluated three factors fre-
quently connected with the aggressiveness of DCIS. These included:
total tumor size, classification of pathological ‘ nuclear grade * (includ-
ing presence or lack of necrosis), and margin clearance. Later, Silver-
stein added patient age to the stratification scoring (9). He reviewed
the record of 706 patients with pure DCIS, who were treated with
breast preservation. In patients with VNPI scores of 4, 5 or 6, regard-
less of whether radiation therapy was used, there was no statistical dif-
ference in the 12-year local recurrence-free survival (p=not significant).
However, patients with VNPI scores of 7, 8, or 9 received a statistically
significant average of 12% to 15% local recurrence-free survival ben-

efit when treated with radiation therapy (p=0.03) (9).

In our series, all the patients had a surgical resection consisting of mas-
tectomy with sentinel lymph node in two cases and a lymph node
dissection in one case due to the presence of ipsilateral palpable lymph
node. We didn’t indicate radiotherapy as an adjuvant treatment due to
the free margins in the histological exam and the absence of invasive
underlying carcinoma. However, as we reported in the third case, even
with radical treatment and free margins, the patient had a local recur-
rence with invasive behavior. In this case, the patient was under 40
years old and we observed necrosis in the histological assessment. The
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tumor measured 3 cm in its greatest diameter and the VNPI score was
8 according to the new score established by Silverstein (9). This state-
ment leads to the consideration of radiotherapy for some patients even
when mastectomy was done. Due to the rarity of this entity in men,
further investigations have to be conducted to confirm this hypothesis.

The hormone receptor expression rate in DCIS remains undefined due
to the rarity of this entity. In a recent cohort of EORTC, including
1483 patients, the authors found that ER, PR, and androgen recep-
tors (AR) were mostly positive in invasive breast male cancer, and the
tumor was frequently Luminal B-like/ human epidermal growth factor
receptor 2 negative (HER2). In our series, we found positive ER and
PR in only one patient (10).

Hormonotherapy is not often used; however, some previous studies
demonstrated a benefit of the use of Tamoxifen (3, 6). In our series,
only one patient had hormonotherapy and was aged 85, we can con-
clude that hormonotherapy in DCIS was efficient.

The prognosis is uncertain because of the small number of populations
in the literature. We consider the third case unusual in the sense that
a DCIS in a male patient presented with gynecomastia, which was
radically treated, but the patient exhibited an invasive local recurrence.
Meanwhile, the prognosis is usually excellent. Some studies showed
worse prognosis for male DCIS than female (11). We recommend reg-
ular follow up with clinical examination and regular ultrasound and
mammography.

In conclusion, there are few studies about DCIS in men, so there are
no clear guidelines for its management. Breast cancer should be consid-
ered for any male patients presenting with mass breast, gynecomastia
or nipple discharge, which would lead to earlier detection and better
overall prognosis. We recommend a mastectomy with sentinel lymph
node as treatment standard. We can administer hormonotherapy when
the ER and PR are positive. The place of radiotherapy remains uncer-
tain and further investigations are needed to select the right candidate
for it. The prognosis is excellent, but we are still waiting for future
studies to understand the biology of this disease.
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