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Bilateral male idiopathic granulomatous mastitis of the breast: a
case report
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Abstract: Idiopathic granulomatous mastitis IGM) is a rare benign inflammatory disease of the breast
of unclear etiology, which can mimic breast cancer or infection. It is usually seen in parous women and is
very seldom seen in males, with a few reported cases in the literature. We report a rare case of a 46-year-
old male presenting with bilateral breast lumps and left-sided peri-areolar discharge from sinus tracts, who
had failed antibiotic treatment. Bilateral mammogram, ultrasound, and core needle biopsies of the breast
masses were performed, which revealed pathological findings consistent with granulomatous mastitis. The
case was reported as bilateral IGM after exclusion of all known secondary causes of the disease, specifically
tuberculosis and corynebacteria infection, as well as autoimmune diseases. To the best of our knowledge, this
is the first case presentation of bilateral IGM in a male. Our patient was treated pharmacologically, initially
using corticosteroids followed by methotrexate, and demonstrated good response with decreased swelling
bilaterally and resolution of left peri-areolar discharge. Therefore, similar to women, IGM can present with
bilateral disease in males. It is important for clinicians to be aware of IGM and its presentation in males to
be able to correlate typical clinical findings with imaging and biopsy in order to avoid extended antibiotic

therapy.

Keywords: Idiopathic granulomatous mastitis {GM); breast disease; diagnostic imaging; case report; men’s health

Received: 24 December 2020; Accepted: 23 March 2021; Published: 30 March 2022.
doi: 10.21037/abs-20-155
View this article at: http://dx.doi.org/10.21037/abs-20-155

Introduction parous women. The etiology of IGM remains unclear,

. . . . however it has been reported to be associated with elevated
Granulomatous mastitis (GM) is a rare benign chronic

inflammatory disease of the breast. The inflammatory
response leading to granuloma formation is thought to be
caused by infectious micro-organisms, sarcoidosis, foreign

hormonal levels, particularly prolactin; autoimmune diseases;
diabetes; smoking; and lack of alpha l-antitrypsin (2).
More recently, Corynebacterium, a gram-positive bacillus

material, or autoimmune disease such as Granulomatosis
with polyangiitis. All these conditions therefore must be
excluded before a diagnosis of idiopathic granulomatous
mastitis IGM) can be made (1).

IGM, also known in the literature as idiopathic
granulomatous lobular mastitis IGLM) (1) usually affects

endogenous to the skin, has been shown to be associated
with IGM and that this organism may be the initial
pathogenic insult responsible for generating an autoimmune
response leading to granuloma formation. This infection
demonstrates a distinct histologic pattern of cystic
neutrophilic granulomatous mastitis (CNGM) (3,4).
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Figure 1 A 46-year-old male patient at presentation with
predominantly left-sided breast swelling, peri-areolar erythema

and discharge.

As IGM affects mainly the mammary lobule, it is
extremely rare in male patients. Gynecomastia is a possible
predisposing factor for ductal or lobular-centric disease in
males since terminal ductal lobular units do not normally
develop in the male breast. We describe a rare case of
biopsy-proven bilateral IGM in a male patient based on
imaging and pathologic findings. There are a few reported
cases of IGM in males (5-9). To the best of our knowledge,
this is the first case of bilateral disease. We present the
following case in accordance with CARE reporting
checklist (available at https://abs.amegroups.com/article/
view/10.21037/abs-20-155/rc).

Case presentation

A 46-year-old man presented to the Breast Diagnostic
Clinic at Sunnybrook Hospital with a 6-month history of
an unresolving left subareolar mass with purulent peri-
areolar discharge for the past 4 weeks, and a new palpable
subareolar mass on the right for the past 4 weeks. He had
recently failed antibiotic treatment. He was known to have
a long-standing history of a waxing and waning left-sided
breast lump dating back to his twenties. His medical history
is otherwise unremarkable except for prior appendectomy.
His ethnic origin is identified as black. He is a non-smoker.
On examination, there was visible swelling under the
nipples, greater on the left than the right. The skin within
the left peri-areolar region appeared inflamed with two
sinus tracts seen at the 1:00 and 8:00 positions (shown in
Figure 1).

Bilateral mammography and ultrasound were performed.
Left breast mammogram demonstrated an indistinct
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Figure 2 Bilateral mammogram [mediolateral oblique (MLO)
and craniocaudal (CC) views] of a 46-year-old male patient
presenting with bilateral breast masses. Left breast (LMLO and
LCC) demonstrates indistinct retro-areolar mass and diffuse
skin thickening in the peri-areolar region. There is a focal
region of thickening within the superolateral peri-areolar region,
representing a draining sinus tract (white arrow). Right breast
(RMLO and RCC) demonstrates gynecomastia and a medial retro-

areolar mass (white arrow).

subareolar mass associated with diffuse peri-areolar skin
thickening with a focal region of thickening favored to
represent a draining sinus tract (shown in Figure 2). On
ultrasound, this corresponded to an ill-defined irregular
hypoechoic subareolar mass at the 4:00 location, measuring
3.8 cm x 2.0 cm x 1.6 cm with internal vascularity (shown in
Figure 34,3B). Sinus tracts with mobile content extending to
the skin were confirmed on ultrasound (shown in Figure 3C).
Multiple left axillary lymph nodes were asymmetrically
prominent compared to the right but demonstrated cortical
thickening within normal limits (shown in Figure 3D).
Right breast mammogram demonstrated flame-shaped
subareolar opacities in keeping with gynecomastia (shown
in Figure 2). There was a mass within the medial subareolar
region, corresponding on ultrasound to a lobulated, oval,
heterogenous hypoechoic mass measuring 1.2 cm x 0.9 cm
x 0.6 cm with cystic spaces (shown in Figure 3E,3F). There
were no enlarged right axillary lymph nodes.

The bilateral subareolar breast masses were targeted
for ultrasound-guided biopsy with a 14-guage needle. Left
axillary node fine needle aspiration was also performed. On
pathology, the left breast mass demonstrated benign breast
parenchyma with mixed acute and chronic inflammation.
Sampling from the left axillary lymph node was negative
for malignancy and revealed a polymorphous population of
lymphoid cells with germinal center fragments and tingible
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Figure 3 Bilateral breast ultrasound (US) images of Idiopathic granulomatous mastitis in a 46-year-old male patient. (A) US of left breast

reveals an ill-defined irregular hypoechoic subareolar mass measuring 3.8 cm x 2.0 cm x 1.6 cm, which demonstrates internal vascularity on

color doppler; (B,C) sinus tracts extending to the skin with mobile content are seen at the 1:00 subareolar location of the left breast; (D) left

axilla revealed multiple prominent lymph nodes with cortical thickening measuring up to 0.3 ¢cm (measurement not shown); (E) US of the

right breast reveals a lobulated, oval, heterogenous hypoechoic mass measuring 1.2 cm x 0.9 cm x 0.6 cm at the 3:00 subareolar region; (F)

cystic spaces are demonstrated within the mass on color Doppler US (white arrow).

body macrophages consistent with a reactive process. Right
breast mass sampling on pathology demonstrated benign
breast tissue with necrotizing GM (shown in Figure 4A).
The patient returned 2 weeks later for re-biopsy of right
breast GM for tissue culture in order to rule out important
secondary causes of GM such as fungal, tuberculous and
other bacterial infections. At this time, ultrasound of the
right breast subareolar region demonstrated a complex
collection in keeping with an abscess, the largest portion of
the collection measured 3.4 cm x 0.8 cm x 1.7 cm. There
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was pus draining from the previous biopsy tract. Repeat
ultrasound-guided core biopsy again revealed necrotizing
granulomas (shown in Figure 4B). A histologic pattern
of CNGM was not observed on any of the breast biopsy
samples. Aspiration of the collection revealed many pus
cells. No fungal elements, bacterial organisms or acid-fast
bacilli were identified on special stains and on specimen
cultures. The results demonstrated a sterile inflammatory
process consistent with IGM, which was likely bilateral.
The patient was treated with tapering doses of prednisone
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Figure 4 Histologic images of idiopathic granulomatous mastitis in a 46-year-old male patient. Right breast core needle biopsy on initial

presentation (A) and on repeat biopsy (B), both revealed necrotizing granulomatous mastitis, circled in red (hematoxylin and eosin,

8x magnification).

Figure 5 A 46-year-old male patient seen at 3 months follow-up after diagnosis of bilateral idiopathic granulomatous mastitis (IGM) and

treatment with oral corticosteroids. The patient demonstrated clinical improvement with resolution of left peri-areolar discharge, decreased

breast swelling and erythema, and some residual peri-areolar scarring noted bilaterally.

starting at 50 to 25 mg daily over 4 months. At the
3-month visit (shown in Figure 5), he was noted to have
decreased swelling bilaterally and less drainage from the
left peri-areolar sinus tract. He was not able to decrease
his dosage below 25 mg of prednisone without reoccurring
symptoms. Therefore, he was referred to Rheumatology
to start methotrexate. After 6 months of methotrexate at
20 mg weekly and slow taper off prednisone, the patient
had resolution of swelling bilaterally and peri-areolar
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drainage. He has had no further drainage or recurrence of
symptoms two years after diagnosis. No adverse events were
reported. The patient was pleased with the treatment and
management of his symptoms.

All procedures performed in this case were in accordance
with the ethical standards of the institutional research
committee and with the Helsinki Declaration (as revised
in 2013). Written informed consent was obtained from the
patient.
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Discussion

The most common clinical finding on physical examination
of patients with IGM is a solitary tender palpable lump (2).
There have been a few reported cases of IGM in males,
all of whom presented with a palpable unilateral breast
lump (5-9). Our case is the first to present with bilateral
disease. In women, IGM tends to have a prolonged course
and is often complicated by ipsilateral or contralateral
recurrence, poor healing, abscess formation, and fistulas, as
demonstrated in our case. The clinical picture can present a
challenge to clinicians as it can mimic inflammatory breast
cancer or infection. Therefore, IGM remains a diagnosis
of exclusion with breast carcinoma, chronic inflammatory
conditions, infections and autoimmune diseases in the
differential diagnosis.

On mammographic examination, IGM can demonstrate
a density indistinguishable from gynecomastia, or reveal an
asymmetry or irregular mass indistinguishable from breast
carcinoma (2). Ultrasound typically reveals a hypoechoic
heterogenous mass. Ultimately, core biopsy for histologic
examination is required, which demonstrates granulomas
with or without necrosis affecting mammary lobules,
without any evidence of microorganisms. The definitive
diagnosis of IGM can then be made by observing this
histologic pattern and excluding all other possible causes of
GM. While the diagnosis may be difficult, the clinician and
radiologist suspect it when multiple sinus tracts are present
on the breast.

Although the etiology of IGM is unclear, an autoimmune
process is the most widely accepted theory (10). We did
not find any evidence of immune dysfunction or systemic
autoimmune disease in our patient. Unfortunately, an
endocrinological work up or prolactin level was not
performed, which may have been relevant. However, the
patient demonstrated good response to methotrexate and
steroid therapy. Prior to this, the disease course in our patient
was chronic and progressive with no evidence of spontaneous
remission, although long-term follow-up would be required
to confirm remission and assess for any recurrence in our
case. Before the 1980s, most patients with IGM were
treated with wide surgical excision exclusively; however,
conservative therapy with oral steroids, immunosuppressive
or prolactin-lowering medication is being endorsed as a first-
line treatment option, with surgery reserved for cases when
pharmacological therapy has failed (2).

In summary, we presented the first case of bilateral

IGM in a male patient. Although IGM is usually seen
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in parous women, it is important for clinicians to be
aware of IGM and its presentation in males to be able to
correlate typical clinical findings with imaging and biopsy
in order to avoid extended antibiotic therapy. Our patient
was found to have mild gynecomastia at presentation,
which may have predisposed him to this rare disease. He
was treated conservatively, initially using corticosteroids
and demonstrated decreased swelling bilaterally and less
drainage from the left peri-areolar sinus tract after 3
months, but ultimately achieved symptom resolution after 6
months of methotrexate with weaning off of corticosteroids.
A better understanding of the pathogenesis and the
mechanisms at the root of IGM may help establish a more
targeted and non-invasive diagnostic and therapeutic
protocol.
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