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A B S T R A C T   

Sporotrichosis is a frequent subcutaneous mycosis in Madagascar. Extracutaenous forms are exceptional and are 
usually seen in immunosuppressed hosts. We report a case of an aggressive clinical evolution of lymphocuta-
neous sporotrichosis with osteoarticular involvement in an immunocompetent patient. Therapy with oral itra-
conazole 200 mg twice daily for 12 months improved the lesion. Early diagnosis of Sporothrix schenkii infection is 
critical to prevent complications including osteoarticular involvement, disseminated forms and death.   

1. Introduction 

Sporotrichosis is an invasive infection caused by the members of the 
genus Sporothrix schenkii sensu lato, a dimorphic fungus with global 
distribution. However, it is more commonly reported from tropical and 
subtropical areas given the tempered, and humid climate favors its 
growth [1]. Sporothrix is endemic in Madagascar, with an estimated 
prevalence of 37% [2]. Lymphocutaneous sporotrichosis is the most 
common variety. However, osteoarticular lesions are rare [3]. We report 
one case of osteoarticular sporotrichosis with good response to itraco-
nazole, from 63 cases of sporotrichosis collected in 4 years. 

2. Case presentation 

A 34-year-old previously healthy man, farmer, presented with pla-
ques and multiple nodules on the left lower limb (day 0). He lived in 
rural Madagascar. Six months before, he had noted painless nodule on 
his left ankle after a traumatic inoculation by plants. Nodule gradually 
progressed to a plaque with granulomatous appearance and exudation; 
simultaneously new nodules appeared along the left leg. He complained 
of severe pain requiring opioids for analgesia. On examination, he was 
afebrile and vital signs were stable. Physical examination on day 
0 revealed multiple plaques along lymphatic channels on the patient’s 
left leg, with crusted ulcer area on the left popliteal fossa (Fig. 1a and b). 

Furthermore, he presented left knee effusion with limited passive and 
active range of motion to 15◦. Laboratory evaluation on day 0 showed a 
white cell count of 9000 per cubic millimeter (60% neutrophils and 35% 
lymphocytes), erythrocyte sedimentation rate (ESR) of 40mm/h, and a 
C-reactive protein (CRP) of 30mg/L. Serum creatinine and liver testing 
were within normal limits, and a hemoglobin A1c was 6%. An HIV test 
was negative. Periodic acid-Schiff stain from skin biopsy demonstrated 
budding yeast (Fig. 2). Due to the degree of knee involvement and 
intense pain, imaging tests were requested on day 0. Left knee radiog-
raphy revealed diffuse joint space narrowing (Fig. 3) and ultrasound 
showed joint effusion. Fungal culture of a skin biopsy and synovial fluid 
yielded dark colonies for Sporothrix sp on Sabouraud dextrose agar 
(SDA) on day +9 (Fig. 4). Microscopic examination show delicate hy-
phae with clusters of pyriform conidia (Fig. 5). PCR was positive for 
Sporothrix schenckii sensu stricto. Therapy with oral itraconazole 200 mg 
twice daily (initiated on day +9) for 12 months improved the lesion and 
functional impairment of the knee, with no recurrence of sporotrichosis 
four years after the episode. 

3. Discussion and conclusion 

This case represents unusual form of sporotrichosis. It demonstrates 
an aggressive clinical evolution of this disease with osteoarticular 
involvement and a challenge to successful medical treatment. 
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Sporotrichosis is a disease of worldwide distribution most commonly 
found in tropical regions, like Madagascar. It is almost endemic in rural 
areas and professionals handling plants or plant material such as 

Fig. 1a. Multiple plaques along lymphatic channels on the patient’s left leg.  

Fig. 1b. Crusted ulcer area on the left popliteal fossa.  

Fig. 2. PAS stain from skin biopsy showing budding yeast.  

Fig. 3. Diffuse joint space narrowing.  

Fig. 4. Dark colonies on Sabouraud dextrose agar.  
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farmers, gardeners, florists, foresters. Like in our case, the majority of 
patients are between 20 and 50 years of age; the most active years of life 
when the individual is probably exposed maximally to injuries [4]. 

The cutaneous and lymphocutaneous forms of sporotrichosis are the 
most common forms of clinical presentation. Osteoarticular lesions are 
rare, representing 3–4% of cases [5], and particularly affect immuno-
compromised, alcoholic and diabetic patients [6,7]. However, our case 
has no immunosuppression factor. The infection can occur after local or 
hematogenous dissemination. As shown in our case, local spread can 
occur when overlying skin lesions progress resulting in underlying 
erosive bone disease. Initial manifestations are tenosynovitis, joint 
effusion, bursitis, and synovial cyst formation [8]. The time to diagnosis 
in our case was 6 months; it seems earlier than this reported in previ-
ously cases [5,9,10]. Due to this early diagnosis of Sporothrix schenkii 
infection, there are no extensive destructive changes which occur in the 
affected joints because of delayed diagnosis. 

Clinical suspiscion is the key for early diagnosis. Few years ago, the 
diagnosis of sporotrichosis was established only by fungal culture or 
histopathology findings. In our case, the diagnosis was confirmed by 
PCR-based strategy with identification of fungal species which is effec-
tive, fast, accurate and highly sensitive. 

A higher dose and longer duration of itraconazole is recommended 
for osteoarticular sporotrichosis: oral itraconazole 200 mg twice daily 
for at least 12 months [8], with success rates varying between 60% and 
80% [11]. Among cutaneous-osteoarticular cases, successful response 
was observed when Itraconazole is combined with sulfamethoxazole/-
trimethoprim (800mg/160mg) twice daily [12]. 

Early diagnosis of Sporothrix schenkii infection is critical to prevent 

complications including septic arthritis, systemic infection and death. 
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Fig. 5. Delicate hyphae with clusters of pyriform conidia on microscopic 
examination. 
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