Unusual clinical presentations

of brucellosis in childhood
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Dear Editor,

Brucellosis is a systemic infectious disease
and it is still an important public health prob-
lem throughout the world, but especially in
the Mediterranean region, including Turkey.
The aim of this letter is to draw attention to
atypical presentations of childhood brucello-
sis especially in endemic areas. A prospective
study identified 112 consecutive patients with
brucellosis admitted to our departments (Pedi-
atrics and Infectious Diseases) between April
2007 and August 2008 at Midyat State Hospi-
tal, Mardin, Turkey. From these cases we pre-
sent three patients with thrombocytopenia and
maculopapular rash, pancytopenia and sterno-
clavicular arthritis, respectively.

Case 1

The 8-year-old girl was admitted with fever,
weakness, nausea and epistaxis. Epistaxis had
appeared for the last three days. She had a
maculopapular rash particularly on her lower
extremities. Complete blood count showed
isolated thrombocytopenia of 23 K/UL and in-
creased median platelet volume (MPV) to 13 fl.
The serum agglutination test (SAT) showed ti-
ters of 1/320. Bone marrow aspiration revealed
normal cellular distribution and maturation,
but an increased number of megakaryocytes.
Material for blood and bone marrow cultures
were collected before the initiation antibi-
otic therapy [rifampicin and trimethoprim-
sulfamethoxazole (TMP-SMX) for six weeks].
Neither Brucella species nor other microor-
ganisms were isolated from the cultures. The
rash began to disappear within three days and
thrombocytopenia began to resolve within four
days of therapy commencement.

Case 2

An 8-year-old boy presented with a one-month
history of weakness, sweats, and fever. On
the day of admission, physical examination
revealed that he was febrile and tachycardic.

Complete blood count at admission showed
the following values: anemia (Hb: 8.9 g/dL),
leucopenia (WBC: 2600/mm?®) and thrombo-
cytopenia (59,000 K/UL). The evaluation of
bone marrow aspirate smears revealed hyper-
cellularity, which was confirmed by the exami-
nation of bone marrow biopsy. Brucella spp.
was isolated from bone marrow culture. On the
10* day of the treatment (rifampicin and TMP-
SMX), the laboratory findings of the patient in-
cluding pancytopenia completely resolved.

Case 3

A previously healthy 9-year-old girl was admit-
ted with a two-week history of fever, myalgias,
chest and left shoulder pain. The sternoclav-
icular joint (SCJ) was tender on palpation, but
there were no overlying erythema or edema,
and there was severe limitation of movement
of the left shoulder. The SAT showed titers of
1/640. X-ray appearances of chest and SCJ
were normal, but computed tomography (CT)
showed erosive changes of the medial end of
the left clavicle and the articular surface of the
manibrum. In the light of these findings, we
thought of brucellar sternoclavicular arthri-
tis and doxycycline plus rifampicin was start-
ed. After three days, the blood culture grew
Brucella spp. She responded well to the treat-
ment, her fever subsided three days after start-
ing the therapy and pain in the shoulder gradu-
ally improved.

Brucellosis can affect people at any age,
including children. Hematological altera-
tions in brucellosis are common and resolve
promptly with treatment.! The hematological
manifestations of brucellosis include anemia,
leucopenia, neutropenia, thrombocytopenia
and pancytopenia.? Although the mechanism
of the thrombocytopenia in brucellosis is not
yet entirely known, it may be hypersplenism,
bone marrow suppression due to septicemia,
hemophagocytosis, disseminated intravascu-
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lar coagulation, granulomas and peripheral immune de-
struction of thrombocytes.? In Case 1, an increase in mega-
karyocytes in bone marrow and MPV in peripheral blood
was thought by us that thrombocytopenia was related to
immune destruction of thrombocyte in peripheral blood.
The pathogenesis of pancytopenia in brucellosis has not
been clearly understood, but it seems to be multifactorial
as in thrombocytopenia. Bone marrow examination gener-
ally shows hypercellularity in patients with brucellosis and
pancytopenia.®* We also detected hypercellularity on bone
marrow examination in Case 2.

A variety of rarely-reported skin lesions has been de-
scribed in brucellosis, including maculopapular lesions,
papules, petechiae, purpura, impetiginous and psoriform
lesions.* The cutaneous findings observed in brucellosis
are due to direct inoculation, hypersensitivity phenomena,
deposition of immune complexes, and direct invasion by the
organism reaching the skin hematogenously.*

The etiological agent in most cases of SCJ infection is
Staphylococcus aureus. The other bacterial agents, especially
Brucella spp., are less likely to be involved.® Clinical presen-
tation is often sudden, and patients might complain for days
to months of atraumatic pain in the shoulder, neck or chest,
with limited motion of the upper extremities, and associated
fever. The diagnosis of the SCJ infection is therefore difficult.
Routine radiographs are not helpful and CT scans may be of
little help. In Case 3, the etiology documented by hemocul-
ture, x-ray of the SCJ was not helpful for diagnosis, and we
documented a successful outcome of SCJ infection achieved
only with medical treatment.

In conclusion, all physicians must recognize that brucel-
losis whether in an endemic region or not, remains a diag-
nostic puzzle due to occasional misleading unusual presen-
tations and non-specific symptoms.
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