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ABSTRACT

Unilateral idiopathic gynaecomastia of prepurtal age is a rare presentation. Complete evaluation of unilateral gynaecomastia should
be done to identify etiology. We managed a case of unilateral gynaecomastia in a 10-year-old male child by surgical excision

without any post-operative complications.
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CASE REPORT

A 10-year-old male child presented to outpatient department of
paediatric surgery with complaint of enlargement of right breast. It
had progressed to present size over the last six months. There was
no history of pain, discharge or redness over swelling. Child was not
on any medication or had previous hospitalisation for any disease.
No obvious family history of similar problem was found.

On examination, right breast was 5x5 cm in size [Table/Fig-1]. It was
Non tender, smooth and soft but on deep palpation mild tenderness
was present (tanner Stage 3). Left breast was normal in size. Child
was non obese with BMI of 19.1 kg/m?. Normal phallus, testis size
tanner Stage 1 with no ambiguity was observed. Ultrasonography
of lump revealed glandular tissue with no cystic or solid mass.
Child was investigated for endocrinal abnormality but hormonal
assay showed all levels within normal limit [Table/Fig-2]. Hence,
diagnosis of idiopathic unilateral gynaecomastia was made and
surgical excision of enlarged right breast was performed through
circumareolar incision. The breast tissue was dissected under vision
from skin to pectoral muscle and whole of the fibro glandular breast
tissue was excised. A small piece of fatty tissue was left behind to
maintain normal anatomical shape [Table/Fig-3]. Wound was closed
with a drain. Post-operative period was uneventful and the drain
was removed after 72 hours. Histopathology [Table/Fig-4] of tissue
showed ductal hyperplasia with stromal fibrosis without any feature
of malignant transformation. At six months follow up, post-surgery
the child showed normal breast.

[Table/Fig-1]: Showing right breast enlargement (6x5 cm) and normal size of left
breast.
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Hormones Patient’s value Normal value

Total testosterone 6.1 ng/dL 5.0-50.0
DHEAS SO4 44.78 mcg/dL 0.0-138.0
Androstenedione 89.0 ng/dL 12-221
Cortisol 12.05 meg/dL 1.4-27.0
FSH 2.21 mlu/L 1.5-12.4
LH 1.745 1.7-8.6
E2 Estradiol 5.00 5.0-10.0
HCG beta subunit 0.161 0.0-5.0
T3 162.2 ng/dL 67.0-180.0
T4 8.22 mcg/dL 4.7-10.4
TSH 2.43 miU/L 0.5-4.3

[Table/Fig-2]: Hormonal profile of patient.
DHEAS SO4: dehydroepiandrosterone sulfate, FSH: follicle stimulating hormone, LH: leutinizing
hormone, HCG :human chorionic gonadotropin, TSH: thyroid stimulating hormone

[Table/Fig-3]: After surgical excision with drain in situ.

DISCUSSION

Gynaecomastia refers to enlargement of breast tissue in males
usually due to benign proliferation of glandular tissue. It may be
pseudogynaecomastia in obese or true gynaecomastia which is
characterised by palpable fibroglandular tissue present in areolar
and nipple region. It is generally associated with excessive estrogen
levels (Increased estrogen/androgen ratio) in most of the cases [1].
Higher prevalence can be observed in the neonatal period, pubertal
phase and in males over age of 50 years [2]. Gynaecomastia
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[Table/Fig-4]: Histopathology of resected tissue; Hematoxylin and Eosin stained
section showing proliferation of ducts without proliferation of lobules. Periductal
fibrosis and stromal oedema is also visible in above section.

have various aetiological factors and many studies have shown
that approximately 20-25% cases are due to persistent pubertal
gynaecomastia, 10%-25% are drug-induced and 25% are idiopathic
[3]. It may be present as bilateral or unilateral enlargement of breast.
Pubertal gynaecomastia is usually bilateral and in most cases
physiological. However, cases with a breast enlargement > Grade
3 (tanner staging) require endocrinal and oncological evaluation to
exclude any pathology.

In contrast to pubertal gynaecomastia, prepubertal gynaecomastia
especially unilateral are rare [4]. but it should be extensively
evaluated by taking detailed family history, laboratory tests for
endocrinal abnormality and clinical examination for aberrant sexual
development and physical maturity. Neoplastic disorders should be
ruled out by histopathological assessment [5,6]. Various aetiological
factors seen in children and adults such as Trauma, Torsion of testis,
Chemoradiotherapy, Malignancies (bronchogenic carcinoma),
alcoholism, congenital adrenal hyperplasia, liver cirrhosis, renal
failure, thyrotoxicosis lead to development of gynaecomastia. Certain
drugs such as cimetidine, proton pump inhibitors, isoniazid [7].
Spironolactone, alkylating agents, human chorionic gonadotropin,
ketoconazole and androgen inhibitors such as flutamide are all
associated with the occurrence of gynaecomastia. Athelets using
anabolic steroid usually present with bilateral gynaecomastia.
Babigian A and Silverman RT [8] reported a series of 20 cases
of gynaecomastia which were associated with usage of anabolic
steroid. Lavender oil containing products has been also linked to
development of gynaecomastia whic resolves after discontinuation
of product. Drugs usually causes bilateral gynaecomastia which
resolve spontaneously after stoppage of offending agents [9].
In a series of 581 patients of gynaecomastia, only 29 patients of
prepubertal gynaecomastia (5%) were there, of which 27 were
idiopathic with seven unilateral Cases (4 right sided and 3 left sided)
and only in two cases the cause was identified as hyperaromatase
syndrome [4]. Hyperaromatase syndrome is an autosomal dominant
disease in which peripheral conversation of androgens to estrogen
is enhanced by aromatase enzyme in extraglandular tissue. It is
a rare familial disorder and also has endocrinal abnormality i.e.
increased estrogen to androgen ratio. Hyperaromatase syndrome
is characterised by pubertal gynaecomastia, accelerated growth
and testicular failure and causes prepubertal breast enlargement
[10]. In obese children there is increased peripheral conversation of
androgen to estrogen so they present with bilateral gynaecomastia.
QOur case had unilateral gynaecomastia and did not show any

www.jcdr.net

history of familial Gynaecomastia, obesity, hormonal dearrangement
or growth abnormality. Other genetic causes for gynaecomastia in
prepubertal phase are Klinefelter syndrome, Androgen insensivity
syndrome, neurofibromatosis Type-1 (NF-1, von Recklinghausen’s
disease). Gynaecomastia and impaired phallic growth are frequently
observed in adults with partial androgen insensivity syndrome
but may be ameliorated by androgen therapy. Gynaecomastia in
puberty, and increased levels of testosterone, estradiol and LH, but
normal FSH, should be suspected of partial androgen insensivity
syndrome and should undergo genetic testing for autosomal
recessive mutations [11]. Andersen PS et al., presented a 3-year-
old boy with unilateral gynaecomastia. In this patient, karyotype
analysis from peripheral blood revealed normal 46,XY chromosomal
pattern and 47,XXY mosaicism in the breast epithelial cells and it
was hypothesized that the X-chromosome aneusomy in the excised
breast tissue may have caused an autonomous proliferation [12].
Dursun F et al., described gynaecomastia associated with sertoli
cell tumour [13]. Although we could not perform a karyotype
analysis in breast tissue in our case. Neoplastic disorder of breast in
male are rare, therefore, pre operative evaluation is not necessary,
especially in children. Lapid O et al., in a case series of 5113 breast
histological examination showed only few cases of carcinoma which
were mostly found in adult patients [14].

Demirbilek H et al., also reported 2 cases of idiopathic unilateral
gynaecomastia which was managed surgically [15]. Gynaecomastia
can resolve spontaneously, it should be observed for self regression,
however size more than Grade 3 of tanner staging or enlarged breast
affects social life of children or causes psychological problems
thus, it should be surgically resected. In our case, we decided
to manage with surgery because it was tanner Stage 3 and child
was uncomfortable with enlarged breast. A significant reduction
of glandular tissue removal was achieved and this technique has
allowed us to combine a good aesthetic result. In the literature, the
surgical approach to the treatment of gynaecomastia shows a wide
variation. Webster technique is widely accepted which advocate
semicircular periareolar incision with removal of all glandular
tissue [16]. New technique of liposuction such as suction-assisted
lipectomy technique or ultrasound-assisted liposuction is used in
recent years with good outcome [17].

CONCLUSION

Unilateral gynaecomastia is a rare presentation and exact aetiology
is still unclear. To identify the underlying cause it should be thoroughly
investigated. In idiopathic gynaecomastia, surgical resection is the
treatment of choice. In our case, we surgically excised the whole
glandular tissue leaving some fatty tissue in the subareolar region to
maintain normal anatomy of male breast.
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