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Case Report

Idiopathic Granulomatous Mastitis after Silicone
Prosthesis Implantation - Case Report

Mastite granulomatosa idiopatica apés implante de
proétese de silicone - Relato de caso
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Abstract Idiopathic granulomatous mastitis (IGM) is a rare disease of unknown etiology. In the
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present case report, we discuss a 45-year-old patient, with a 40-month breastfeeding
history, who underwent prosthesis implant in both breasts and developed IGM.
However, we do not know when the disease developed. We removed the prostheses
because they produced seroma continuously for a year, and there was no definitive
diagnosis. With symptoms worsening until approximately two years after implant
surgery, we established the clinical diagnosis of IGM. We aimed to discuss whether the
trauma due to implantation could have triggered the disease. We requested several
imaging exams and biopsies, and the clinical diagnosis predominated. The patient
developed a fistula that lasted for 11 months. She underwent surgery to remove it and
treatment with immunosuppressants. Until the end of this report, herillness remained
in remission, although there are still nodules in both breasts. Due to treatment
controversies, the patient requires monthly follow-up.

Mastite granulomatosa idiopatica (MGI) é uma doenca rara e de etiologia desconhe-
cida. Neste relato de caso, apresentamos uma paciente de 45 anos com histérico de
amamentacdo de 40 meses, que realizou implante de protese em ambos os seios e
desenvolveu MGl; porém, ndo se sabe em que momento a doenca foi desencadeada.
Realizamos a retirada das préteses, pois produzia seroma continuamente durante um
ano e ndo havia diagnostico definitivo. Com a piora dos sintomas depois de dois anos da
cirurgia do implante, chegou-se ao diagnéstico clinico de MGI. A paciente desenvolveu
uma fistula que durou 11 meses, sendo retirada por procedimento cirlrgico e
tratamento com imunossupressor. Até o final deste relato, a doenca permanece em
remissao apesar de ainda haver nédulos em ambos os seios. Devido as controvérsias de
tratamento, a paciente requer acompanhamento mensal.
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Introduction

Kessler and Wolloch were the first authors to describe
idiopathic granulomatous mastitis (IGM) in 1972." Itis a
benign chronic inflammation of the breast of unknown
etiology'? that is more prevalent in young, non-white
women of childbearing age with a recent history of breast-
feeding, who typically had their last child within five years of
the onset of the clinical picture. However, there are reports of
IGM cases in nulliparous women and men.%3

Diagnosis is often late, and treatment is controversial,
negatively impacting quality of life. There is no consensus on
appropriate management, including medication selection or
the need for surgery.’

Karanlik et al. concluded that surgery with corticosteroid
therapy is the most appropriate treatment.” The findings of
the study by Sheybani et al. indicate that the combined
treatment with prednisone and methotrexate controls the
disease, but discontinuation can lead to relapses.®

The diagnosis of IGM is only established after ruling out all
diseases that may present with breast granulomas and
carcinoma-like features.>>’ Other diseases commonly con-
fused with IGM include sarcoidosis, tuberculosis, and gran-
ulomatous polyangiitis.”

Although autoimmunity is a preponderant factor in the
etiology of the disease, other factors are also proposed, such
as hormonal disorders and infectious diseases.’-®# More
specific factors are also described, such as trauma,”'? rup-
tured silicone implants, fat necrosis,'’ and hyperprolactine-
mia induced by antipsychotic medications. Infection by the
bacterium Corynebacterium kroppenstedtii occurs in many
IGM cases.*!!

Due to the lack of data on treatment, diagnosis, and its
controversial management, the present study aimed to de-
scribe an atypical case of IGM after silicone implantation
without prosthetic extravasation or rupture.

Case Report

The patient is a 45-year-old woman with a history of
breastfeeding 2 children (4 and 40 months old). In 2019,
she stopped breastfeeding and, in 2020, underwent silicone
implants, without mastopexy or previous contraindications.
The patient had panic disorder, attention deficit, and occa-
sionally used methylphenidate (Ritalin; Novartis), cannabi-
diol, and clonazepam (Rivotril; Roche).

Before implantation, the patient was physically active but
smoked and consumed alcohol on weekends. She terminated
smoking and drinking after the onset of symptoms. Postop-
eratively, she developed pain and lymphadenopathy in her
right armpit (=Figure 1), which progressed to edema and
seroma in her right breast. The patient underwent several
sterile fluid aspirations in 2021, and an ultrasound revealed a
“heterogeneous nodule.”

In 2022, the patient underwent prosthesis removal, and
capsule analysis revealed synovial metaplasia. However, in
March of the same year, the patient experienced recurrent
breast inflammation, with mastitis, abscesses, and fistulas
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Fig. 1 Seroma in the right breast with swelling and axillary
lymphadenomegaly.

(=Figure 2). Antibacterial therapies provided temporary
relief, but symptoms returned within days of completing
treatment. The patient suffered from constant pain, limited
movement, open wounds, loss of appetite, vomiting, diar-
rhea, weight loss, and weakness.

Hyperoxygenation sessions performed in September 2022
were ineffective. In December, after further surgery for
fistula removal, a biopsy suggested chronic idiopathic mas-
titis. The use of immunosuppressants and antibiotics
resulted in clinical improvement. Currently, the patient
continues to have bilateral nodules and a few episodes of
pain, but with a risk of recurrence.

Fig. 2 Abscess with fistula, pus, nipple retraction, redness, and
axillary lymphadenopathy.



Discussion

A chronic inflammation with no known trigger, IGM may be
associated with trauma, infection, or foreign bodies.? Studies
suggest that silicone implants may release particles that
trigger autoimmune reactions, exacerbated by the presence
of seroma. In the case presented, seroma had no direct
correlation with IGM, but surgical trauma can trigger both
seroma and IGM."%-12

Since the patient’s first symptom was late seroma, we
investigated a direct association between this lesion and
granulomatous mastitis but found none. In contrast, Fleury
et al. analyzed the silicone-induced granuloma of the breast
implant capsule (SIGBIC). These authors studied 2,891 breast
magnetic resonance imaging (BMRI) scans and selected 830
for breast implant evaluation. The BMRI scans of 27.1% of
implants showed signs of SIGBIC. Among them, 12.7% pre-
sented with intracapsular seroma.'? The authors reported a
lack of literature, especially regarding late seroma. These
cases require BMRI scans with contrast, which rarely occur.'?
Our patient did not undergo a BMRI scan while she had
implants.

Idiopathic granulomatous mastitis is a bilateral condi-
tion, while lesions, fistulas, or abscesses are unilateral,
with rare exceptions. Although the exact pathogenesis of
IGM is unknown, it has several stages. Nonspecific lobulitis
leads to multiple foci of deformed lobules, which result in
abscesses. Next, a reactive lymphoplasmacytic infiltration
causes suppurative necrosis, followed by granulomatous
formation.'3

However, the most accepted theory for IGM pathogenesis
is a non-puerperal secretion process resulting from hormon-
al disturbances. This secretion causes ductal ectasia,'> with
mammary duct dilation and consequent secretion stasis.
Stasis may result in mechanical or chemical internal rupture
of the mammary ducts, leading to permanent inflamma-
tion'>~"° and autoimmunity triggered by trauma or chemical
alterations."® Moreover, the disease usually appears within
five years after lactation.'>"1®> Therefore, this would be a
plausible explanation for this patient’s case because she had
been breastfeeding for 40 months, in addition to the poten-
tial reaction to the implantation trauma. The patient was not
using oral contraceptives.

In addition, there is a possible association between IGM and
psychiatric history. Studies indicate that C. kroppenstedtii is
present in 37% of IGM cases in patients with psychiatric
disorders'

Diagnosis must rely on tissue histology of the affected
area. Although a mammography may be helpful, it does not
establish a definitive diagnosis, as single masses can be
mistaken for a breast abscess. An ultrasound can reveal
parenchymal architectural distortion and fistula formation;’
it may also help monitor the therapeutic response.15 Mag-
netic resonance imaging, on the other hand, has low speci-
ficity.> None of the tests requested determined an IGM
diagnosis for our patient.

The patient’s treatment involved implant removal and
long-term antibiotic administration. A surgery for fistula
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removal occurred after 1 year and 2 months. Finally, the
patient underwent immunosuppression with prednisone,
80 mg daily for 60 days. The disease is now in remission.

The treatment is challenging and includes immunosup-
pressants, corticosteroids, and mastectomy in severe cases.
Although invasive, mastectomy is considered a definitive
solution for recurrences or failure of conservative
treatments.'®

Conclusion

The case report did not provide a definitive explanation for
the cause of the disease, as the patient suffered trauma from
the silicone implant, had breastfed for 5 years before the
onset of symptoms, had a history of psychotropic substance
use, and there is uncertainty about autoimmunity. The case
herein discussed highlights the importance of considering
the possibility of IGM in patients with silicone implants, even
without ruptured implants.
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