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Case Report

Sequential occurrence of different subtypes
of nonpuerperal mastitis in contralateral
breasts: a report of two cases
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Abstract: Background: Nonpuerperal mastitis (NPM) is a nonspecific chronic inflammation in the breast. The two
most common pathologic subtypes are idiopathic granulomatous mastitis (IGM) and plasma cell mastitis (PCM).
The cause of NPM is unknown, and the recurrence rate is high; however, the sequential development of two differ-
ent pathologic subtypes of NPM in contralateral breasts of the same patient is rare. Case summary: Two women
who were in their 30 s and with a history of childbearing had an inflammatory mass in one breast, which was
identified as PCM by core needle biopsy. However, 1 year after treatment, IGM occurred in the contralateral breast.
Histopathologic results after the surgery confirmed both diagnoses. New-onset PCM in both patients was success-
fully treated with local extended surgical resection and antibiotics combined with incision and drainage. The IGM
that developed in the contralateral breast after 1 year was treated with local extended surgical resection and oral
steroids. No signs of NPM recurrence were observed in either breast after a follow-up period of more than 1 year.
Conclusion: Because recurrence after NPM treatment often occurs in the affected breast, the contralateral breast,
which does not often exhibit morbidity factors, is often ignored during treatment follow-up. However, our cases sug-
gest that patients with the occurrence of NPM in one breast should undergo long-term follow-up of the contralateral
breast by close monitoring. NPM recurrence should also be considered when there is pain, redness, and swelling
in the contralateral breast.
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Introduction tralateral breasts of the same patient. The pa-
tient was completely cured of the disease after
a series of treatments, including incision and
drainage as well as surgery, and after more
than 1 year of follow-up, neither of the two
patients experienced relapse of NPM in either

breast.

Nonpuerperal mastitis (NPM) is a type of non-
specific chronic inflammation in the breast. It
has multiple pathologic subtypes, and the two
most common of these subtypes are idiopa-
thic granulomatous mastitis (IGM) and plasma
cell mastitis (PCM) [1, 2]. NPM predominantly
occurs in women who are in their30sand 40 s
and with a history of childbearing. The main
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clinical manifestations are inflammatory mass-
es and abscesses. The cause of NPM is un-
known, and patients frequently experience
relapse [1-4]. Currently, the most common clini-
cal treatment is local extended surgical resec-
tion, which can significantly reduce the recur-
rence rate [3, 4].

In clinical practice, the occurrence of both IGM
and PCM in different breasts of the same pa-
tient is rare. Herein, we report two cases of
PCM and IGM that occurred sequentially in con-

The study protocol was approved by the Eth-
ics Committee of the Changzhi City People’s
Hospital and relevant institutions (serial num-
ber: 202002) on February 10, 2020. Written
informed consent was obtained from both
patients in this study.

Case 1

A 31-year-old woman with two children aged 3
years and 7 years had congenital inversion of
the right nipple. Her left nipple developed nor-
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Figure 1. Case 1 images. A. Histopathology of the right breast mass con-
firming plasma cell mastitis: plasma cells, neutrophils, and lymphocytes
are seen around the ectatic duct of the breast (H&E stain; magnification:
x40). H&E = hematoxylin and eosin. B. Histopathology of the left breast
mass confirming idiopathic granulomatous mastitis: non-caseating granu-
lomas composed of Langerhans giant cells accompanied by lymphocytes,
plasma cells, and epithelioid histiocytes are found within and around the

lobules (H&E stain; magnification: x40).

Figure 2. Case 2 images. A. Histopathology of the left breast mass confirm-
ing plasma cell mastitis (H&E stain; magnification: x100). B. Histopathol-
ogy of the right breast mass confirming idiopathic granulomatous mastitis
(H&E stain; magnification: x40).

mally. In July 2017, she found abscess-like
lesions in her right breast under the areola.
Within a week, the mass gradually increased
to a size of approximately 8x7x5 c¢cm, accompa-
nied by swelling of the skin and pain. The mass
was identified as PCM by core needle biopsy,
and histologic examination showed obvious
chronic inflammation, with predominance of
plasma cells, neutrophils, and lymphocytes, as
well as focal steatonecrosis (Figure 1). After
incision and drainage, the breast inflammation
significantly decreased, and the tumor size was
reduced to 5x4x3 cm. Subsequently, extend-
ed resection and nipple retraction correction
were performed to remove the residual inflam-
mation under the nipple, which consisted of
lumps and diseased breast ducts that made
the nipple protrude outward, and to restore
its original configuration. Postoperative speci-
mens showed typical inflammatory infiltrates
around the lesion’s ducts in the right retroar-
eolar region, as well as abscess-like lesions,
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which confirmed the diagnosis
of PCM. The lesion did not recur
after the surgery.

In July 2018, the patient experi-
enced mild intermittent pain in
the medial quadrant of the left
breast, but we did not find any
associated mass. To treat the
patient for the symptoms, the
patient took only ibuprofen sus-
tained-release capsules for 1
week. However, a 6.5x5x5 cm
infammatory mass suddenly
developed in this location. Co-
lor Doppler ultrasound showed
abscess formation in the mass,
and it was identified as IGM on
core needle biopsy. After treat-
ment with oral methylpredni-
solone tablets (0.5 mg/kg/day)
for 1 month, the mass gradually
decreased to a size of 4.5x
3.5x3 cm. The patient then
underwent extensive resection
to remove the residual lesion.
In the subsequent surgical re-
section specimens, non-case-
ating granulomatous inflamma-
tion was observed in the bre-
ast lobules, which again con-
firmed the pathologic diagnosis
of IGM. Pathologic examination
did not reveal infection with Mycobacterium
tuberculosis, and laboratory testing ruled out
the presence of bacterial infection. After 24
months of follow-up, there was no disease
recurrence in either breast.

Case 2

In July 2017, a 34-year-old woman with congen-
ital inversion of both nipples, who had a 2-year-
old child, found an inflammatory mass under
the left areola with obvious skin redness and
pain. The patient’s breast sonogram revealed a
5.5x5x4 cm inflammatory mass with internal
abscess formation. Core needle biopsy con-
firmed the mass as PCM, and the lesion was
successfully treated with multiple incision and
drainage treatments, as well as 5 days of anti-
biotics (levofloxacin at 400 mg/day by intrave-
nous infusion). Several old incision and drain-
age scars remained visible on the skin of the
left breast (Figure 2).
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In September 2018, a “peanut”-sized mass
suddenly developed in the patient’s right bre-
ast (at the 6 o’clock position, 3 cm distal to the
nipple-areolar complex), accompanied by mild
pain. The patient was again treated with antibi-
otics (levofloxacin at 400 mg/day by intrave-
nous infusion) for 5 days. However, the treat-
ment was ineffective, and the right breast mass
increased to a size of 6.3x5.5%3 cm, accompa-
nied by local skin redness and obvious pain.
The mass was confirmed to be IGM on core
needle biopsy. After 1 month of oral methyl-
prednisolone treatment (0.5 mg/kg), the bre-
ast inflammation gradually diminished, and the
tumor size gradually decreased to 4.7x3.5x2
cm. Extensive resection was then performed.
Postoperative pathological results again con-
firmed that the right breast mass was IGM.
After 18 months of follow-up, there was no
recurrence of breast disease.

Discussion

This study showed a similar pathogenesis of
NPM in the two patients. First, PCM occurred in
breasts with an inverted nipple. The mass was
successfully treated with surgery or incision
and drainage, but 1 year later, IGM occurred in
the contralateral breast. The IGM was also suc-
cessfully treated with oral steroids combined
with local extended surgical resection. After
more than 1 year of follow-up, there was no
recurrence of NPM in either breast. It is worth
noting that after PCM was treated in the affect-
ed breast of both patients, the possibility of
NPM recurrence in the contralateral breast was
ignored. The early symptoms of NPM and pos-
sible trigger factors of recurrence, such as
the presence of an inverted nipple, were also
ignored.

NPM is a benign disease, but it can severely
deform the breast. Some studies proposed th-
at the main cause of PCM is the blockage and
infection of the large retroareolar ducts due to
an inverted nipple. However, some studies have
reported that PCM may be related to autoim-
mune diseases [5, 6]. PCM mainly involves the
large retroareolar mammary ducts. Apart from
breast pain and subareolar masses, an impor-
tant clinical manifestation of PCM is inverted
nipples [3, 5], which was seen in the two PCM
patients in this study. The most common tre-
atments for early-stage PCM with subareolar
abscess are antibiotics and incision and drain-
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age [7, 8]; these treatments were used in our
second case. However, the most effective me-
thods to treat PCM, namely, extensive lesion
resection and inverted nipple correction [3, 8],
were used in our first case.

Granulomatous mastitis often manifests clini-
cally as masses, abscesses, and sinus forma-
tion in the breast. There are diverse treatment
modalities for IGM, including antibiotics, ste-
roids, surgery, and immunosuppressants [9].
However, there has been no consensus on a
standard treatment. Presently, a combination
of steroids and surgery is acknowledged as the
most effective treatment regimen [10, 11]. In
the two patients reported in this case study, the
lesion was effectively treated using this combi-
nation therapy.

Distinguishing between the two subtypes of
NPM requires accurate pathologic examina-
tion. Histologically, PCM is characterized by
large numbers of plasma cells, lymphocytes,
and macrophages infiltrating the large retroa-
reolar mammary ducts, while IGM is a type of
non-caseous granulomatous inflammation cen-
tered on the terminal ductal-lobular unit of the
mammary gland [3, 6].

One of the clinical features of NPM that con-
founds physicians is its high recurrence rate
after treatment [7, 12]. NPM normally recurs as
a lesion of the same pathologic subtype imme-
diately beside the original lesion in the affected
breast. It is rare that two different subtypes of
NPM occur sequentially in contralateral breasts,
as observed in this study. Therefore, any occur-
rence of NPM in one breast should be followed
by close monitoring and long-term follow-up of
the contralateral breast. The possibility of NPM
recurrence should also be considered when
there is pain, redness, and swelling in the con-
tralateral breast. It remains unclear whether
autoimmune processes affect the pathogene-
sis of both IGM and PCM; thus, further research
in this area is warranted.
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