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SUMMARY

The rarity of paracoccidioidomycosis in childhood prompted us to report two
cases with different clinical and radiological skeletal involvement. The number
of osteolytic lesions, the presence of periosteal reaction and the finding of Para-
coccidioides brasiliensis in biopsy specimens, were distinctive features in both

cases.

INTRODUCTION

Paracoccidioidomycosis (South American
blastomycosis) is an infeciious disease that
occurs endemically in Brazil as well as in other
Latin American countries. Paracoccidioides bra-
siliensis, its etiologic agent, causes so much
illness and mortality among people of hoth
sexes and of all ages that the disease consti-
futes a major public health problem.

The disease is rare in childhood. In one
study of 1,899 patients, 70 (3.68%) were less
than 14 years and only 5 (0.26%) were below
7 years of age?, In our Institution, Universidade
Federal do Parand 614 cases of paracoccidioi-
domycosis have been diagnosed. Among them
there were 23 children (4.07%) aged less than
14 years. It is an essentially Iymphatic disease
in children, with additional gastrointestinal and
skeletal involvement. Unlike adults, children
seldom develop the pulmonary form of the
disease.

The rarity of this disease in children
prompted us to report the following two cases
with distinctive clinical features.

CASE 1 — A 3 year-0ld indian hoy was
seen with complaints of intermittent low-grade
fever of two months duration and presented
with multiple abscesses on the posterior iliac

spine, scapula and forehead. This last site pro-
duced spontaneous drainage of caseous ma-
terial. As the diseagé Progressed, several other
abscesses developed ‘which 'were painful but
showed no other signs of inflammation, Even.
fually the patient was unable to walk due to
pain.

The child had lost weight and was pale.
The liver was palpable 2 em below the right
costal margin, but neither the spleen nor cer-
vical lymph-nodes could be palpated.

A Tine test was weakly positive (7 mm
induration). Serum immunoglobulins, BKG,
CPE, LDH were normal as were serum glu
cose, BUN and electrolytes. Bacteriological exa-
mination of the drainage material failed to
reveal any pathogenic bacteria or mycobacteria.
Blood counts showed leukocytes ranging from
130 to 274 X 10 / pl with 10 to 26% bands.
Erythrocyte. sedimentation rate, C-reactive pro-
tein and mucoprotein were persistently abnor-
mal. Radiographic examination of the involved
areas showed multiple lytic lesions of a per
meative pattern and lamellar periosteal reaction
in the diaphysis and metaphysis of several
bones. Representative radiographs of lower ex-
tremity and chest are shown in Fig. 1, There
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were lytic lesions in both the left scapula and
the left clavicle, and also a pathologic fracture
with callus formation in the later. The lungs
were normal., Those [indings sugpgested the
diagnosis of paracoccidioidomycosis to the
radiologist, However, a thorough search for
fungi in culture media and in biopsy specimens
of bone and skin was negafive. The histopa-

Flg. 1
Case 1.

CASE 2 — A 5 yearold white boy living
in a farm was hit on his left leg by a hog's
kick. Two woeels later he developed gradual
and painful enlargement of the upper leg with
inflammation signs, The radiographs obtained
showed an osteolytic lesion in tibia with no
marginal sclerosis and little periosteal reac-
tion (Fig. 2). Chest and skeletal examination
appeared radiologically normal. Leukocyte
counts, erythrocyte sedimentation rate and
mucoprotein were elevated. Serum precipitating
antibodies were demonstrated. A needle biopsy
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thological findings were of chronic granulo-
matous uleer (skin lesion of forehead) and

chromic osteomyelitis, An immunologic evalua-
tion disclosed serum precipitating antibodies
and delayed hypersensitivity skin reaction to
a polysaccharide antigen of Paracoccidioides
bhrasiliensis,

— Lower extremity and chest radiographs obtained in
Multipie Iytic lesions with periosteal reaction can be seen
In the metaphysic and diaphysis of several bones

of the lesion revealed a granulomatous reaction
containing Paracoceidioldes brasiliensis,

COMMENTS

The typical radiological finding in paracoc
cidioidomycosis is a well delineated osteolytic
lesion with little surrounding reaction. It can
be observed in any bone, but more frequently
it presents in the clavicles, ribs and scapulae !.7,
In fact, the diagnosis of paracoccidicidomycosis
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Pig.- 0 -
legion was observed In tibla with po marginal scleresis and litkle periosteal reactlon

can be suggested, as was on both cases, by an
experienced radiologist.

The infection can be either localized or its
granulomata can be found in any organ. In the
event of preserved cellmediated immunity, the
host responds normally with the production ol
granulomas. Very few parasites, if any, can
be observed in these lesions. On the other hand,
a compromised cellmediated immunity is

~ Frontal and lideral views of left leg In Case 2. A well delineated lvtic

followed by & systemic disease where the le-
sions are necrotizing and have plenty of para
sites 4.5,

In Case 1, & positive Tine test and a delayed
reaction to the fungus antigen suggested the
presence of normal T-cell function. The histo-
pathological findings were taken for chronic
granulomatous disease of infancy and the pa-
tient was treated with sulfamethoxazol-trime-
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thoprim for 30 days. This might have deterred
fungus growth in culture and with a normal
host response, it contributed to decrease the
number of parasites in the lesions. The re-
markable skeletal involvement was possibly due
to hematogenous fungi dissemination. The pa-
tient was initially treated on a hospital-basis
with amphotericin B for four weeks. As the
lesions subsided quickly and almost healed
completely he was kept on oral sulfonamides
for two years.

In Case 2, the osteolytic lesion was limited
to the site of trauma. The current pathogenetic
concept is that trauma does not imoculate the
parasite but favours its fixation at that site3.
Admitting that the infectious agent was in the
bloodstream, trauma generated a phenomenon
known as locus minoris resistentiae that could
have localized the agent.

Unlike Case 1, there was a single lesion with
little periosteal reaction, and Paracoccidioides
l;i-asiliensis could be demonstrated in bone
biopsy. Hhe received ketoconazole daily for 6
months. When cure was achieved it was substi-
tute for sulfonamides, for further 6 months. '

The patients described presented with
skeletal involvement but minimal systemic ma-
nifestation. The number of lytic lesions, the
radiographic pattern, and the finding of Pa-
racoccidioides brasiliensis made both cases
dissimilar. To our knowledge these are the
youngest patients ever reported with such pre-
sentation.

In spite of its rarity in children, awareness
of this possibility should aid in early diagnosis
of paracoccidioidomycosis.
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RESUMO

Paracocecidioidomicose em criancas, com com-
prometimento ¢sseo distinto

S@o apresentados dois casos de paracoc-
cidividomicose Ossea, cujas diferencas eram em
relacio ao nlimero das lesdes, aoc aspecto ra-
dioldgico ¢ & presenga do fungo em biopsia

das lesdes. O relato se deve A raridade desta
doenca em. eriangas.
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