CASE REPORT

Osteomyedlitis of the wrist in a patient with disseminated
paracoccidioidomycosis. a rare presentation”

Osteomielite de punho em paciente com paracoccidioidomicose disseminada: uma rara apresentagdo

Juliana Santos Bayerl', André Ribeiro Nogueira de Oliveira?, Paulo Mendes Pecanha®, Aloisio Falqueto*

Abstract

Paraccocidioidomycosis is the most frequently found endemic systemic mycosis in Brazil. No symptoms are observed

in the early phases of the disease. As the disease progresses, the patient may present disseminated involvement, but
bone involvement is extremely rare. The present report is aimed at evaluating bone changes found on imaging studies
in a patient with osteomyelitis of the wrist as a result of disseminated paracoccidioidomycosis.
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Resumo

Paracoccidioidomicose é a micose sistémica endémica mais frequente no Brasil. No inicio, o paciente nao desenvolve

sintomas. Com a progressao da doenca, o individuo pode apresentar envolvimento disseminado, sendo que o acome-
timento 6sseo é extremamente raro. O objetivo deste artigo é avaliar as alteracdes 6sseas encontradas em estudos de
imagem em um paciente com osteomielite de punho decorrente de paracoccidioidomicose disseminada.
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INTRODUCTION

Paracoccidioidomycosis is the most
common endemic systemic mycosis in
Latin Americal*?. Such condition is ac-
quired by inhalation of infected particles
which reach the lungs, devel oping primary
infection. Inthe early stages of the disease,
the patient does not develop any symptom
or otherwise present subtle and nonspecific
symptoms. As the disease progresses, the
patient presents severeinvolvement of sev-
eral organs such as skin, mucosas, lungs
and bones. Such an infection may progress
with dissemination, but the disseminated
presentation occurs in only 3-5% of

cases®,
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The present report is aimed at evaluat-
ing bone changes observed on imaging
studies of a patient with osteomyelitis of
the wrist secondary to disseminated
paracoccidioidomycosis, as a contribution
to the early diagnosis and treatment of this
disabling disease.

CASE REPORT

A male, 59-year old patient who as ag-
ricultural worker and with along history of
smoking attended an emergency unit inthe
city of Vitéria, ES, Brazil, reporting pro-
gressive dyspnea for three months, ulcer-
ative lesions on his skin and mucosas in
association with pain and soft tissue en-
largement in his right wrist, with serosan-
guineous secretion. Findings at physical
examination included cervical and axillary
lymph nodes enlargement, ulcerative le-
sions on the skin of his dorsal region and
oral mucosa, besides asignificant increase
in volume of his right wrist.

Chest radiography demonstrated diffuse
and confluent opacitiesin the middlethirds
of the pulmonary fields and opacities cor-
responding to fibrotic scars in the lung
bases. Radiography of theright wrist dem-
onstrated asubtle decreasein the bone den-
sity of the distal ulna (Figure 1A).
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Considering the radiographic findings,
the patient was treated with antibiotics and
referred to the center of infecto-parasitic
diseasesat Hospital Universitério Cassiano
Anténio de Moraes. One month after the
treatment, new radiographic images of the
wrist and high resol ution computed tomog-
raphy (HRCT) of the chest were acquired
in additionto fungal serology and cytology
of the wrist secretion. The cytology re-
vealed the presence of a high number of
fungi compatible with Paracoccidioides
brasiliensis.

Radiography of the right wrist demon-
strated a lytic area in the distal ulna (Fig-
ures 1B and 1C). The patient was submit-
ted to magnetic resonance imaging of the
wrist, which demonstrated a significant
involvement of the bone marrow in the dis-
tal ulna, development of bone abscess and
fistuloustrajectory, with involvement of the
muscle and adjacent subcutaneous tissues,
with intense contrast-enhancement (Figure
2). At chest HRCT muiltiple consolidations
were observed in the middle and lower
thirds of the lungs, besides septal thicken-
ing, cavitating nodules and bronchial walls
thickening (Figure 3). Technetium and gal -
lium scintigraphy was performed, confirm-
ing the presence of active disease in the
lungs and right wrist (Figure 4). Contrast
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Figure 1. Plain radiograph of wrist.
A: The first radiograph of the right
wrist demonstrates subtle decrease
in bone density of the distal ulna and
preserved joint spaces. B,C: Antero-
posterior and lateral radiographic
images of wrist acquired one month
later, clearly identify a lytic area in the
distal ulna.

Figure 2. MRI of right wrist. A,B: Coronal and axial T1-weighted images demonstrate intermediate signal
intensity in the distal ulna bone marrow, with cortical destruction and fistulous traject. C: Coronal, T2-
weighted image reveals a significant bone marrow edema and extension of the infectious process to-
wards soft tissues. D: Contrast-enhanced coronal T1-weighted image demonstrates enhancement of the
bone marrow as well as of the muscle and adjacent subcutaneous tissues.
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uptake was not observed in other bones or
in the central nervous system.

The patient was admitted and initially
treated with Amphotericin B. After im-
provement of therespiratory symptomsand
decrease in volume of soft tissue compo-
nentsin hisright wrist, the patient was dis-
charged with sulfamethoxazol e-trimetro-
pim, remaining under regular follow-up on
an outpatient basis.

DISCUSSION

Paracoccidioidomycosis affects prima-
rily adult individualsin their most produc-
tive phase, causing high social and eco-
nomic impact. More than 90% of cases
occur in male individuals™¥, representing
arelevant public health problem because of
its high disabling potential and high mor-
tality in cases of disseminated disease™®.
Accurate epidemiological data on the dis-
ease are not available in Brazil, since Bra-
zilian regulations do not require mandatory
notification®.

Paracoccidioidomycosis may manifest
in several organs, particularly in lungs,
skin, mucosas and lymph nodes. Lungsare
most commonly affected”, with radio-
graphic changesin 60% of acute casesand
in up to 80% of chronic cases®. Small
opacities constitute the most common pul-
monary findings, generally with bilateral
and symmetric distribution of the le-
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Figure 3. HRCT of chest
demonstrates bilateral
confluent opacities in
pulmonary fields, cavi-
tating nodules and bron-
chial walls thickening.

Figure 4. Scintigraphy and cytology of right wrist. A,B: Cytology of the right wrist secretion demonstrates
the presence of a high number of fungi compatible with Paracoccidioides brasiliensis. C: Significant ra-
diopharmaceutical uptake in the distal wrist, indicating the presence of active disease.

sions®. Bones involvement is extremely
rarg®S1,

The typical finding is a well-defined
lytic area, either with or without asclerotic
halo that may be observed in any bone, ei-
ther with or without involvement of soft tis-
sues. The disease is generally multifocal.
Differential diagnosesinclude other infec-
tious diseases such as chronic bacterial os-
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teomyelitis, tuberculosis and primary or
metastatic tumors such as lymphoma and
osteosarcoma.

The disease location is determined by
hematogenous dissemination. It was first
described by Pereira and Viannain 1911,
in acase with multiple bone lesions affect-
ing the sternum, ribs, skull, tibia, sterno-
clavicular joint and shoulder. Few cases of

single boneinvolvement arereported in the
literature.

In many cases, osteomyelitis secondary
to paracoccidioidomycosisisalate diagno-
sis, resulting in high morbidity and mortal-
ity.

Imaging studies are useful to evaluate
the disease extent. Suspicious areas must
be radiologically investigated. Bone scin-
tigraphy can assess the whole body. Gal-
lium scintigraphy can detect inflammatory
activity.

Therefore, theidentification of imaging
findings in cases of osteomyelitis second-
ary to paracoccidioidomycosisisextremely
relevant for early diagnosis and treatment,
reducing morbidity.
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