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Abstract

Backgroung: Paracoccidioidomycosis (PCM), a systemic
mycosis related to agricultural activities, is prevalent
in Brazil. Its insidious evolution can have serious
consequences when not diagnosed and treated early.
This endemic disease affects several organs, but ocular
lesions are uncommon. A bibliographic search on Scielo
and Medline found very few confirmed cases. This report
relates the case of a 58-year-old male patient with an
ulcerated and secreting lesion on the eyelid and blurred
vision. He is a resident of a rural area in the municipality

of Buijari, Acre, in the Brazilian Amazon.
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Why was this study done?

ol

www. jhgd.com.br

Because it is an uncommon clinical case and because it is a fungal disease with an increasing incidence in areas of occurrence in
Central and South America, were health services are not always prepared for fast diagnosis and effective treatment.

What did the researchers do and find?

A case report was made, where the clinical findings showed Paracoccidioidomycosis in the ocular and disseminated clinical form

What do these findings mean?

A contribution to internal medicine and infectiology, drawing attention to the unusual forms of paracoccidioidomycosis

Bl INTRODUCTION

Paracoccidioidomycosis (PMC) is endemic,
with clinical expression in localized, cutaneomucosal,
ganglionic, or systemic forms, with particular severity
in immunocompromised patients. The skin, mucous,
cutaneomucosal, nasopharyngeal, laryngeal, pulmonary,
and intestinal membranes, as well as bone, are the most
commonly affected sites'.

Limited to South and Central America and Mexico,
the Paracoccidioides brasiliensis (species P. americana,
P. restrepiensis, P. venezuelensis) and Paracoccidioides
lutzii complexes are defined through nuclear gene
sequencing and phylogenetic analysis in Latin American
isolates*’. Found in the form of mycelium, this dimorphic
fungus is adapted to temperatures between 22 and 26 °C
and as budding yeast in the form of a large “mother cell
surrounded by blastoconidia ™.

The I Consensus of the Brazilian Society of
Tropical Medicine-2018, recognized the following
classification: Paracoccidioidomycosis infection, acute
disease, subacute (juvenile form) moderate to severe,
and chronic form. PCM can also present in a residual or
scar form. In chronic forms, the occurrence ratio in men/
women is 13:1 due to the differentiated presence of the
hormone 17-Beta-estradiol in women, which inhibits the
mycelium-yeast transition.

Thus, ocular involvement, as well as the
involvement of the eyelids and conjunctiva, are
uncommon. A bibliographic search using the Cochrane
Library, LILACS, Scielo, Medline, PubMed, and PMC
(Pub Med Central) found few cited and confirmed cases
of ocular involvement. As most of these cases were
recorded decades ago, they generally do not present the
confirmation stages of the diagnosis, including images and
other identification techniques described here®.

Biopsy is indicated for a definitive diagnosis.
Granulomas are found with giant cells and yeasts, almost
30 um, and commonly followed by daughter spores.
Grocott-Gomori methenamine-silver nitrate and Periodic
acid-Schiff (PAS) staining are usually used to identify the
microorganism; however, smear microscopy and culture
can also be employed®.

Bl CASE REPORT

The patient, J. S. S. N, was 58 years and 10 months
old, married, brown, a teacher, and a resident of Bujari,
a rural area of Acre in the Brazilian Amazon. He had no
comorbidities or family history of aneurysm, diabetes
mellitus, hypertension, and leukemia. He denied previous
hospitalizations. When asked about his lifestyle habits, he

reported being a social drinker and smoking 20 cigarettes
a day.

He presented with discomfort, mild pruritus, and
low-intensity pain in the right eye, with evolution for
one year, which had worsened in the last four months.
The lower right eyelid later exhibited a purulent corneal
ulcer (Figure 1). After initial medical and ophthalmologist
evaluations, he was prescribed eye drops and antibiotics,
but he could not recall the names of the medicines. These
drugs did not improve the infection. He also observed
a slight fever, intermittent, in the previous two months,
which worsened and included photophobia and pain. In 30
days, he experienced progressive loss of vision of about
50% visual acuity loss, which was worse after sleeping but
improved with cleaning of the eye. Thus, he underwent a
lesion lesion biopsy (conducted by an ophthalmologist),
and histopathology were requested. The histopathology
found the presence of Paracoccidioides spp (Figure 2).

The patient had ulcerated lesions on the lower
right eyelid, was purulent secretion and hyperemia of
the sclera. He also presented respiratory tract symptoms
of a rough vesicular murmur, inspiratory crackles in the
middle third of the lungs, and a respiratory rate of 16/
min. A physical examination found no other compromised
systems.

Laboratory tests were requested, which showed a
nonspecific blood count, with a sedimentation rate (ESR)
of 80 mm, C-reactive protein (CRP) at 60 mg/L. The chest
CT scan indicated bronchial wall thickening, bilateral
interstitial infiltrates, ground-glass opacity, and bilateral
pleural thickening (Figure 3).

After clinical and histopathological examination,
his doctors concluded that the patient was affected by
disseminated chronic PCM with ocular and pulmonary
involvement. The histological picture associated with
epidemiological, clinical, and radiological data was
conclusive for Paracoccidiodomycosis (Figure 1,2).

An ophthalmological examination found visual
acuity without correction of 20/70 in the right eye (RE) and
20/30 in the left eye (LE). The best-corrected visual acuity
0f 20/20 and 20/25 in the right and left eyes, respectively.
Dynamic refraction was RE +1.50 sph and LE+1.00 sph.
A biomicroscopy found ulcerated vegetating lesions in
the right eyelid’s inferior tarsal conjunctiva and inferior
palpebral margin. The cornea was clear without anterior
chamber reaction, and there were no signs of uveitis or
incipient cataract in the right eye. The left eye had a clear
cornea and incipient cataract. Fundoscopy and ocular
pressure were normal in both eyes. The excisional biopsy
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Figure 1: Paracoccidioidomycosis, chronic form with ocular, ulcerated papular lesion on the lower right
eyelid.

Figure 2: Histology of the palpebral mucosa demonstrates a chronic and ulcerated granulomatous
inflammatory process, with some giant cells containing rounded and hyaline yeasts in the H&E stain,
widely ranging in size with multiple and narrow necked-budding. Figure d was stained with Gomori-Grocott
methenamine silver.

Figure 3: Axial section of chest tomography in a parenchymal window, noting gross interstitial infiltrate and
bilateral irregular micronodules, as well as thickening of the interlobular septa, notably the right one in a
subpleural situation.
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was performed on the right eye with a surgical margin.

He was medicated with itraconazole 200 mg twice
a day for sixty days for thirty days and then maintained
with 100 mg twice a day for another six months.

About sixty days after initiation of treatment, the
patient showed progress toward a complete disappearance
of the lesions on the right lower eyelid but still had a small
papule. He also presented expressive regression of the
lung lesions.

H DISCUSSION

The dimorphic fungus Paracoccidioides spp causes
systemic mycosis. Paracoccidioidomycosis is restricted to
Latin America but is one of the main systemic mycoses in
Brazil, frequent in the southern, southeastern, and central-
western regions5. The disease is contracted through
inhalation of fungal propagules. Acute infection occurs
in childhood and involves the immune system. However,
the chronic form with multifocal dissemination in adults
is more common, affecting lungs, lymph nodes, skin, and
mucous membranes.

The diagnosis of the chronic form is usually
delayed, and cough, dyspnea, weight loss, and skin and
mucous lesions are reported. Ocular lesions caused by
PCM are very uncommon. They are clinically similar
to several pathologies, such as the eyelid lesion that
resembles a chalazion, with the appearance of a pruritic
granuloma, with tearing and little or no purulent secretion
or bleeding.

Cases have been described with granulomatous
uveitis, preceded by a lesion in the oropharynx. After
treatment with amphotericin, remission of the lesions
was achieved. However, months later, a patient suffered
paralysis of the III cranial nerve ipsilateral to the lesion,
generalized involvement of the central nervous system,
and death”?.

The chest X-ray may show diffuse reticulonodular
infiltration, which is evidenced mainly in the middle
lobes. Definitive diagnosis is made when P. brasiliensis
is found in direct microscopic examination of specimens
such as ganglion aspiration or BAL material, in addition
to the growth of the Paracoccidioides in culture’.
Histopathological analysis of tissue specimens may find a
thickened and birefringent fungal cell wall and the typical
exosporulation in the mother cell. According to recent
guidelines, itraconazole is the best therapy for mild to
moderate PCM clinical forms. Cotrimoxazole is a second
option, and amphotericin B is used in severe cases of the
disease'’.

The form of involvement, the intensity, and the
time it takes to diagnose and start treatment are the main
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determinants of prognosis, which is directly proportional
to the severity. Severe forms have high chances of
developing sequelae, such as pulmonary fibrosis
and emphysema, adrenal insufficiency, neurological
involvement, cutaneous and mucosal fibrosis, and physical
deformities. In the case reported here, the patient evolved
well, with significant improvement of the lesion and no
sequelae after being medicated.

The adult patient was from a rural area of the State
of Acre, in Brazil’s Western Amazon. This region has
limited resources for the most accurate diagnoses of fungal
diseases, especially in the public healthcare network, which
includes few professionals specialized in tropical diseases,
particularly fungal diseases. In addition, the availability
of triazole drugs is restricted, which are now recognized
as the first choice to treat Paracoccidioidomycosis. A case
of extensive eye injury and bilateral lung involvement is
considered a relevant public health case. Furthermore, its
description could stimulate better diagnostic structures
and access to treatment, which is time-consuming and
expensive.

Extensive pulmonary cases, followed by
disseminated forms, often evolve to fatal outcomes,
mainly due to delayed diagnosis and therapy or even to
the definitive loss of the patient’s vision or respiratory and
definitive functional impairment'-3,

This case report discusses the diagnosis and
therapeutic approach of a low-prevalence disease in
an individual without previous comorbidities. The
diagnosis required evaluation by multiple professionals.
Pharmacological treatment was initiated with a good
therapeutic response and progressive regression of lesions.
The patient is still followed by an infectious disease
specialist and maintaining progressive improvement.
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Resumo

Introdugéao: A paracoccidioidomicose (PCM), micose sistémica relacionada as atividades agricolas, é
prevalente no Brasil. Sua evolugao insidiosa pode ter consequéncias graves quando nao diagnosticada e
tratada precocemente. Essa doenga endémica afeta varios érgéos, mas lesdes oculares sdo incomuns.
Uma busca bibliografica no Scielo e Medline encontrou pouquissimos casos confirmados. Este relato
relata o caso de um paciente do sexo masculino, 58 anos, com lesao ulcerada e secretora na palpebra
e visdo turva. Ele € morador de uma area rural no municipio de Bujari, Acre, na Amazdnia brasileira.
Palavras-chave: Paracoccidioidomicose; Palpebral; Paracoccidioides ocular; Micose amazdnica.
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