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Scedosporium spp. and Lomentospora prolificans are
emerging non-Aspergillus filamentous fungi. The Scedo-
sporiosis/lomentosporiosis Observational Study we previ-
ously conducted reported frequent fungal vascular involve-
ment, including aortitis and peripheral arteritis. For this
article, we reviewed 7 cases of Scedosporium spp. and L.
prolificans arteritis from the Scedosporiosis/lomentosporio-
sis Observational Study and 13 cases from published litera-
ture. Underlying immunosuppression was reported in 70%
(14/20) of case-patients, mainly those who had solid organ
transplants (10/14). Osteoarticular localization of infection

S cedosporium spp. and Lomentospora prolificans are
non-Aspergillus filamentous fungi causing increas-

was observed in 50% (10/20) of cases; infections were fre-
quently (7/10) contiguous with vascular infection sites. Sce-
dosporium spp./Lomentospora prolificans infections were
diagnosed in 9 of 20 patients ~3 months after completing
treatment for nonvascular scedosporiosis/lomentosporio-
sis. Aneurysms were found in 8/11 aortitis and 6/10 periph-
eral arteritis cases. Invasive fungal disease—related deaths
were high (12/18 [67%]). The vascular tropism of Scedo-
sporium spp. and L. prolificans indicates vascular imaging,
such as computed tomography angiography, is needed to
manage infections, especially for osteoarticular locations.

nervous system (CNS) infections after near-drown-
ings. In immunocompromised hosts, scedosporiosis

ingly recognized invasive fungal disease (IFD) in
both immunocompromised and immunocompetent
patients (1,2). Scedosporium spp. comprise S. apiosper-
mum complex species, which includes S. apiospermum
sensu stricto and S. boydii; L. prolificans was previously
known as S. prolificans (3). In immunocompetent pa-
tients, localized infections have been described, such
as mycetomas, osteoarticular infections (4), or central

and lomentosporiosis mainly affect the lungs and
CNS or are disseminated (5-11). We previously con-
ducted the Scedosporiosis/lomentosporiosis Obser-
vational Study (SOS) and reported non-CNS vascular
involvement (aorta or peripheral arteries excluding
CNS arteries) in 24% of disseminated infections (12).
Although CNS vascular involvement during invasive
scedosporiosis has been described, a scedosporiosis/
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lomentosporiosis case series of non-CNS vascular in-
fections has not been reported (5-11,13-17). We de-
scribe clinical, imaging, and detailed histopathologic
characteristics of all patients with non-CNS vascular
scedosporiosis/lomentosporiosis infections identi-
fied in the SOS and review cases reported in pub-
lished literature.

Methods

Ethics Approval

The research was approved by the Institut Pasteur
Internal Review Board (approval no. 2009-34/IRB)
and by the Commission Nationale de I'Informatique
et des Libertés in accordance with the laws of France.
All clinical data were recorded anonymously.

Study Design

The SOS included all retrospective cases of proven
and probable invasive scedosporiosis/lomento-
sporiosis (IS) characterized at the National Refer-
ence Center for Invasive Mycoses and Antifungals,
France, during January 2005-March 2017 (12). We
performed a medical records review of all pa-
tients in the SOS who had non-CNS vascular in-
fections (aortitis or peripheral arteritis) caused by
Scedosporium spp. or L. prolificans. In addition, we
performed an electronic literature search for case
reports in PubMed on October 10, 2021, by us-
ing the following search filter: (Scedospori*[Title/
Abstract] OR  Pseudallescheri*[Title/ Abstract]
OR Lomentospori*[Title/ Abstract]) AND
(invasive[Title/ Abstract] OR disseminated[Title/
Abstract] OR infection[Title/ Abstract]) AND
(case[Title/ Abstract] OR patient[Title/ Abstract]
OR report[Title/ Abstract]). We selected all articles
in English, French, or Spanish that reported proven
or probable non-CNS vascular infections caused by
Scedosporium spp., including Pseudallescheria spp., or
L. prolificans, including S. prolificans and S. inflatum.
We checked reference lists of selected articles for
other relevant studies. We only included published
case reports or case series with detailed documen-
tation of clinical history, diagnostic methods, treat-
ment, and outcomes. Data from 1 SOS case (patient
5) had been published previously, and we excluded
this case from the literature review.

For each case, we reported demographic condi-
tions, underlying diseases/conditions, vascular im-
pairment sites, signs and symptoms, other infected
sites, microbiologic results, antifungal treatments,
surgical therapy, and clinical outcomes by using a
standard anonymous case report form. Each SOS case
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was reviewed by 4 investigators (C.V,, J.E,, F.L., and
D.B.); each literature review case was reviewed by 2
investigators (C.V. and D.B.).

Definitions

We defined non-CNS vascular infection as either im-
aging of structural abnormalities of the arterial wall
suggestive of aortitis/arteritis (18) associated with a
concomitant IS diagnosis (Appendix, https://ww-
wnc.cdc.gov/EID/article/30/6/23-1409-Appl.pdf),
a positive culture from an intraoperative arterial wall
sample, or anatomopathologic evidence of arterial
wall fungal infection with a concomitant IS diagnosis.
We excluded cases of arterial thrombosis without evi-
dence of parietal impairment. We defined proven and
probable IS according to the 2019 European Organi-
zation for Research and Treatment of Cancer/Myco-
ses Study Group criteria (19), modified by including
trauma and near-drowning as risk factors.

We considered 6 main underlying conditions for
IFD, but only 1 condition was assigned to each pa-
tient as follows: malignancies; solid organ transplan-
tation; systemic inflammatory disease; contamination
by traumatic penetration, injury, surgery, or near-
drowning (trauma/inoculation); other, for miscella-
neous underlying medical conditions, including neu-
tropenia, chronic renal or respiratory insufficiency,
chronic respiratory disease, diabetes mellitus, HIV
infection, or corticosteroids administration; and no
risk factor in the absence of all previous factors.

We considered infections to be disseminat-
ed when they involved >2 noncontiguous sites
or were associated with fungemia. We defined
breakthrough infections as those occurring in pa-
tients who received antifungal therapy for >7
days within 30 days before IS diagnosis and de-
fined prior colonization as a Scedosporium/Lomen-
tospora culture within a nonsterile clinical sample
without signs of infection before IS diagnosis. We
defined follow-up as the period from IS diagno-
sis to last patient contact or death if vascular in-
fection was diagnosed at the time of IS diagnosis
or within 3 months of diagnosis; otherwise, we
defined it as the period from vascular infection
diagnosis to last patient contact or death. We con-
sidered IFD-related death as death supposedly
caused by IFD. We defined radical surgery as com-
plete resection of the vascular infection site, includ-
ing vascular prothesis removal, whether or not it
was associated with vascular reconstruction. For
analyses, we described quantitative variables as
medians with interquartile ranges and categorical
variables as numbers and percentages.
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Results

SOS Case-Patients

Case-patient 1 was a 52-year-old man who had liver
and kidney transplants because of alcoholic cirrhosis
and IgA nephropathy. He had dermohypodermitis
of the left lower limb caused by S. apiospermum and
was treated with voriconazole for 18 months. De-
spite initial clinical success, S. apiospermum oligoar-
thritis developed 3 months after the patient stopped
antifungal therapy; infection was documented in
cultures of left knee joint liquid. He received a com-
bination of voriconazole, caspofungin, and terbi-
nafine and reduction of his immunosuppressive
regimen. No evidence of endocarditis was found
on an echocardiogram. Blood culture results were
negative. Because fever persisted during treatment,
positron emission tomography (PET)/computed
tomography (CT) and abdominal/pelvic CT were
performed, which identified multiple osteoarticu-
lar localizations (ankles, knees, left sacroiliac joint,
left hip, T8 spondylitis, L5-S1 spondylodiscitis), left
primitive iliac arteritis (thrombosis with perivascu-
lar and soft tissue contrast) (Figure 1) and abdominal
bifurcation aortitis (perivascular and soft tissue con-
trast associated with focal hypermetabolism). The
patient died 2 months later from multiorgan failure
accompanied by acute left lower limb ischemia and
possible mesenteric ischemia.

Case-patient 2 was a 31-year-old woman recov-
ering from a severe road accident in muddy water.
She was hospitalized 2 months after the accident for
pneumonia and bilateral pulmonary embolisms. She
was treated empirically with antimicrobial drugs
and anticoagulation therapy, which was stopped a
few days later because of massive hemoptysis. She
experienced persistent fever and epileptic seizures;
an echocardiogram and CT scan revealed tricuspid
endocarditis associated with cerebral abscess and
bilateral aneurysms of pulmonary arteries rapidly
growing and partially thrombosed (Figure 2, panel
A). At that time, S. apiospermum was identified from
blood cultures. She received long-term therapy
with voriconazole and caspofungin, which was suc-
cessful. However, chronic pulmonary arterial hy-
pertension developed, requiring cardiopulmonary
transplantation while she was undergoing an-
tifungal treatment for >2 years. She died the day
of transplantation because of a pulmonary hilum
twist. Postmortem examination showed highly al-
tered pulmonary arteries with major intimal fibro-
sis and a thrombus containing multiple fungal sep-
tate hyphae (Figure 2, panel B).

Emerging Infectious Diseases « www.cdc.gov/eid « Vol. 30, No. 6, June 2024

Unexpected Vascular Fungal Infections, France

Case-patient 3 was a 32-year-old man who had
macrophage activation syndrome, acute renal failure
requiring hemodialysis, and multiple necrotic cuta-
neous lesions after acute cocaine intoxication. Febrile
acute shoulder arthritis and sternal osteochondritis
developed for which he underwent surgical debride-
ment; S. apiospermum was identified in perioperative
shoulder samples, and L. prolificans was identified in
sternum samples. Thoracic-abdominal-pelvic CT and
PET/CT scans revealed pseudonodular pulmonary
lesions, abdominal aortitis and primitive iliac arteri-
tis with perivascular contrasts, arterial wall thicken-
ings, and intense vascular hypermetabolism (Figure
2, panels C, D). He was successfully treated with
voriconazole, terbinafine, and miltefosine for 3 years,
along with y-interferon in the absence of initial im-
provement. Follow-up imaging performed 2.5 years
after treatment initiation found a clear reduction of
periaortic inflammatory thickening and vascular hy-
permetabolism. Antifungal treatment was stopped
after 3 years without any clinical sign of relapse 1 year
after interruption.

Case-patient 4 was a 51-year-old woman who had
focal segment glomerulosclerosis requiring a kidney
transplant, which was complicated by acute graft re-
jection. Closing surgery of her arteriovenous femoral
fistula was complicated by a Pseudomonas aeruginosa
infection at the surgical site, which was treated by a
femoral bypass graft and antimicrobial drugs. Post-
operatively, a femoral graft thrombosis and perivas-
cular collection developed and was treated by graft
removal, and a 3-month voriconazole course was
begun because of positive results for S. apiospermum

Figure 1. Abdominal computed tomography scan for case-patient
1 showing arteritis in study of unexpected vascular locations

of Scedosporium spp. and Lomentospora prolificans fungal
infections, France. Arrow indicates primitive left iliac artery
thrombosis and perivascular soft tissue contrast. Data are from
the Scedosporiosis/lomentosporiosis Observational Study (72).
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from a superficial swab culture. Eight months later,
new onset of fever and left limb pain led to discovery
of 2 mycotic aneurysms in the left common femoral
artery (Figure 3, panels A, B), multiple left thigh ab-
scesses, and left navicular osteitis. The mycotic aneu-
rysms were surgically removed, and vascular recon-
struction by arterial allograft bypass was performed.
S. apiospermum was identified in cultured periopera-
tive samples; histologic analysis revealed vascular
invasion, particularly in the tunica media (Figure 3,
panels C, D). The patient was successfully treated
with voriconazole and caspofungin for 18 months;
PET/CT showed no signs of relapse 1 year after stop-
ping antifungal therapy.

Case-patient 5 was a 44-year-old man who had
chronic myeloid leukemia and underwent allogene-
ic hematopoietic stem cell transplant. While he was
hospitalized for chronic graft versus host disease, a
febrile gingival abscess developed and was treated
by dental avulsion. Abscess and blood culture sam-
ples tested positive for L. prolificans; voriconazole
and terbinafine treatments were initiated. Although

fungemia persisted during treatment, he complained
about abdominal pain; CT revealed abdominal aorti-
tis spreading to the superior mesenteric and left renal
arteries manifested by vascular thickenings and peri-
vascular contrast (Figure 4, panels A, B). Within the
following month, he had intense abdominal pain and
died, likely from mesenteric ischemia.

Case-patient 6 was a 56-year-old man who had
diabetes and a lung transplant because of idiopathic
chronic pulmonary fibrosis. A thoracotomy scar ab-
scess developed rapidly after his transplantation sur-
gery and was treated by surgical abscess drainage.
S. apiospermum was documented in a perioperative
specimen; therefore, he was treated with voricon-
azole. Four months later, while still undergoing an-
tifungal treatment, he complained about a nonfebrile
thoracic pain; CT revealed a rapidly growing ascend-
ing thoracic aortic aneurysm (Figure 5, panels A, B).
Surgical aneurysm resection and prosthetic aortic re-
placement were performed, and he was treated with
posaconazole and caspofungin. His perioperative
tissue samples confirmed vascular fungal invasion

Figure 2. Imaging of pulmonary arteritis and abdominal aortitis for case-patients 2 and 3 in study of unexpected vascular locations of
Scedosporium spp. and Lomentospora prolificans fungal infections, France. A) Thoracic computed tomography scan for case-patient 2.
Arrows indicate left pulmonary artery and right lobar pulmonary artery mycotic aneurysms. B) Hematoxylin-eosin-saffron stain of lung
tissue from postmortem analysis of case-patient 2. Triangle indicates bronchial artery wall; star indicates bronchial artery thrombus
consisting of radially-disposed multiple septate hyphae. Scale bar indicates 250 |Lm. C, D) Positron emission tomography-computed
tomography scans of case-patient 3. C) Arrow indicates intense abdominal aorta hypermetabolism. D) Arrow indicates abdominal aorta
and primitive iliac artery hypermetabolisms. Data are from the Scedosporiosis/lomentosporiosis Observational Study (72).
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Figure 3. Radiologic and
histopathologic analysis of
arteritis in case-patient 4 in
study of unexpected vascular
locations of Scedosporium
spp. and Lomentospora
prolificans fungal infections,
France. A, B) Pelvic magnetic
resonance imaging with T1
gadolinium contrast showing
femoral arteritis. A) Arrow
shows aneurysms involving
the left common femoral
artery with posterior mural
thrombus. B) Arrow shows
left common femoral artery
bifurcation. C, D) Grocott-
Gomori methenamine silver
stain of femoral artery section. |
C) Star indicates septate
fungal hyphae invading the
iliofemoral artery tunica
media. Original magnification
x100. D) Star indicates
septate fungal hyphae
invading the iliofemoral
artery tunica media. Original

Unexpected Vascular Fungal Infections, France

magnification x400. Data are from the Scedosporiosis/lomentosporiosis Observational Study (72).

(Figure 5, panels C, D), and cultures tested positive for
S. apiospermum. After an initial clinical improvement,
he died 3 months later; S. apiospermum fungemia had
developed along with endocarditis complicated by
massive ischemic stroke and mycotic aneurysm of the
aortic prosthesis anastomosis (Appendix Figure 1). At
the time of his death, he also had mycotic intrahepatic
and splenic aneurysms.

Case-patient 7 was a 43-year-old woman re-
ceiving first-line chemotherapy for acute myeloid
leukemia. Four days after chemotherapy initiation,
febrile nodular cutaneous lesions developed that
persisted despite treatment with wide-spectrum
antimicrobial drugs and intravenous liposomal
amphotericin B. A blood culture tested positive for
L. prolificans, and antifungal therapy was switched
to voriconazole. She died a few hours later because
of refractory sepsis and acute cardiac failure. Post-
mortem examination revealed massive multiorgan
filamentous invasion within blood vessel walls and
lumens, particularly in the abdominal aorta, and
within the myocardium.

Cohort of SOS and Published Cases

We classified the 7 non-CNS vascular infection cases
identified from the SOS as 1 aortitis, 2 peripheral ar-
teritis, and 4 mixed aortitis and peripheral arteritis
cases. We identified 26 articles from the published lit-

Emerging Infectious Diseases « www.cdc.gov/eid « Vol. 30, No. 6, June 2024

erature search as potential reports of non-CNS vascu-
lar scedosporiosis/lomentosporiosis (Appendix Fig-
ure 2). We excluded 13 reports, 1 about CNS mycotic
aneurysms (n = 11), 1 about ventricular assist device
thrombosis (n =1), and 1 without available full text (n
=1). Thirteen case-reports from the literature search,
including 9 aortitis and 4 peripheral arteritis cases,
were eligible for analysis (20-32).

All 20 cases were proven IS (Appendix Table).
Vascular infection was confirmed by either histology
or vascular sample cultures in 15 cases. For the 5 re-
maining cases, vascular samples were not available.
For those, diagnoses were made on the basis of ra-
diologic imaging compatible with vascular infection
and proven IS at another site. All mycologic docu-
mentations were obtained from cultures of normally
sterile sites.

Host Factors/Underlying Diseases

All but 1 patient had >1 risk factor for IS (Table 1). The
main underlying condition was solid organ trans-
plant (10/20 [50%]), including lung (n = 5), kidney (n
= 3), heart (n = 1), liver/kidney (n = 1) transplants,
followed by hematologic malignancy (3/20 [15%])
and solid cancer (1/20 [5%]). IS occurred with a me-
dian delay of 165 (interquartile range 25.8-271.3) days
after transplantation. Five (25%) cases were associat-
ed with trauma or near-drowning, 3 (15%) cases were
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breakthrough infections, and 2 (10%) patients had
prior Scedosporium spp. or L. prolificans colonization.

Mycologic and Clinical Manifestations
S. apiospermum complex species were identified in 12
(60%) cases, and L. prolificans was identified in 7 (35%)
cases. Co-infection with S. apiospermumand L. prolificans
occurredin1 patient. Fungemia wasreported in 8 (44%)
cases, more frequently among L. prolificans infections
(4/5 [80%]) than S. apiospermum complex infections
(4/12 [33%]). Blood samples were not cultured for 2
patients with L. prolificans infection. Disseminated in-
fections occurred in 15 (75%) cases, among which 13
had >2 noncontiguous infectious sites.

IS manifested as fever in 9/15 (60%) cases (Table
2). Patients with aortitis frequently (7/14 [50%]) had
thoracic or abdominal pain. Vascular impairment

Figure 4. Abdominal computed tomography scans for case-
patient 5 showing aortitis in study of unexpected vascular
locations of Scedosporium spp. and Lomentospora prolificans
fungal infections, France. A) Arrow indicates abdominal aorta and
superior mesenteric artery thickening and perivascular contrast.
B) Arrow indicates abdominal aorta and left renal artery thickening
and perivascular contrast. Data are from the Scedosporiosis/
lomentosporiosis Observational Study (72).
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was not observed at the time of IS diagnosis in 10/20
(50%) cases. However, impairment was frequently
diagnosed months or years after completion of an-
tifungal treatment for nonvascular scedosporiosis/
lomentosporiosis (9/20 [45%]) but also while pa-
tients were still undergoing antifungal treatment
(1/20 [5%]). The median delay between completion
of antifungal treatment and diagnosis was 3 (inter-
quartile range 1-13) months (4 years maximum).
Moreover, vascular impairment was associated
with >1 other localization in 18/20 (90%) cases,
mostly in osteoarticular (10/20 [50%]) and pulmo-
nary (9/20 [45%]) locations; 5/10 (50%) osteoarticu-
lar localizations were spondylodiscitis. Most (7/10
[70%]) osteoarticular localizations were contiguous
with the vascular infection site, which included 3
of 5 spondylodiscitis (2 abdominal and 1 thoracic
aortitis) and 4 of 5 peripheral osteoarticular local-
izations (1 femoral arteritis and hip arthritis, 1 iliac
arteritis and sacroiliac arthritis, 1 sternal osteomy-
elitis and thoracic aortitis, and 1 subclavian arteritis
and sternoclavicular arthritis).

Vascular Impairment Type

Aortitis affected the abdominal aorta (8/13 [62%])
more frequently than the thoracic aorta (5/13 [39%])
(Table 2). The location of aortitis was not mentioned
for 1 case. Aortitis was mostly identified by the pres-
ence of an aneurysmal lesion (8/11 [73%]). Indeed,
aneurysmal lesions were noted for all thoracic aortitis
and 3 of 6 abdominal aortitis cases. Abdominal aorti-
tis with arterial wall thickening without aneurysms
were described for SOS case-patients 1, 3, and 5. The
type of imaging anomalies was unknown for 3 pa-
tients who had postmortem aortitis diagnoses.

Peripheral arteritis localizations were diverse, af-
fecting the iliac or femoral arteries (4/10 [40%]) and
other arteries, such as hepatic (n = 2), pulmonary (n
=1), subclavian (n = 1), renal and mesenteric (n = 1),
or arteriovenous fistula (n = 1) arteries. Peripheral
arteritis was mainly revealed by the presence of an-
eurysmal lesions (6/10 [60%]); septic thrombosis was
described in 3 cases.

PET/CT consistently showed an elective hy-
permetabolism of the vascular wall in 3 aneurysmal
aortitis, 2 nonaneurysmal aortitis, and 1 peripheral
mycotic aneurysm cases. All positive PET/CT scans
were associated with concordant CT or magnetic
resonance imaging angiography. PET/CT follow-up
was available for 3 of 6 patients, and a clear regres-
sion of hypermetabolism during IS treatment was
reported in all 3 cases, including 1 normalization at
the end of treatment.
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Figure 5. Radiologic and
histopathologic analysis

of thoracic aortitis in
case-patient 6 in study of
unexpected vascular locations
of Scedosporium spp. and
Lomentospora prolificans
fungal infections, France. A)
Thoracic computed tomography
scan showing sacciform
aneurysm of ascending aorta
(star). B) Thoracic computed
tomography scan 21 days
later showing the rapidly
growing aneurysm (star). C)
Hematoxylin-eosin-saffron stain
of thoracic aorta section. Star
indicates thoracic aorta wall
dissection. Triangle indicates
tunica media. Scale bar
indicates 1 mm. D) Grocott-
Gomori methenamine silver
stain of thoracic aorta section.
Star indicates septate fungal
hyphae invading the thoracic

Unexpected Vascular Fungal Infections, France

aorta tunica media. Triangle indicates thrombus containing septate fungal hyphae. Scale bar indicates 100 um. Data are from the

Scedosporiosis/lomentosporiosis Observational Study (712)

Histopathologic Lesions

Histopathologic analyses were available for 11/20
patients (8 perioperative vascular samples and 3 au-
topsies) and showed an invasion of the arterial wall
by fungal septate hyphae in 10 of 11 samples. Arterial
wall necrosis was reported in 6 cases and endolumi-
nal thrombi caused by fungi were reported in 4 cases.
Only 1 case showed an arterial granuloma lesion, and
2 cases had arterial wall abscesses. Although rarely
specified, fungal invasion affected the tunica media
(n = 3) or tunica adventitia (n = 3).

Treatment and Outcomes

After microbiologic identification, voriconazole was
the first-line antifungal drug prescribed to all patients
(Table 3). A combination of 2 antifungal drugs was
frequently (10/16 [63%]) used, mostly voriconazole
combined with terbinafine or caspofungin. Four pa-
tients did not receive antifungal treatment because
the IS diagnosis was made postmortem. Radical sur-
gery was performed in 8 (50%) of 16 patients with an
antemortem IS diagnosis, which consisted of 3 biolog-
ic vascular reconstructions (2 arterial allografts and 1
arterial homograft), 3 prosthetic vascular reconstruc-
tions (Dacron grafts in all cases), and 2 cases without
vascular reconstruction. Signs of infection relapse at
the vascular sites were reported in the 3 prosthetic
vascular reconstruction cases (pseudoaneurysm ap-
pearance or prosthetic graft thrombosis).

Emerging Infectious Diseases « www.cdc.gov/eid « Vol. 30, No. 6, June 2024

The IFD-related death rate was 67% (12/18)
and 100% (7/7) when fungemia was present. Three
IFD-related deaths were attributed to a direct compli-
cation of the vascular infection (mesenteric ischemia
complicating abdominal aortitis in all cases), but the
cause of death was missing for 4 patients. The death
rate was higher (11/14 [79%]) for patients with aor-
titis (whether or not associated with peripheral ar-
teritis) than isolated peripheral arteritis (1/4 [25%]).
Patients treated with only antifungal drugs had a
higher (7/9 [78%]) death rate than those who under-
went radical surgery combined with antifungal drug
therapy (2/6 [33%]).

Discussion

We describe non-CNS vascular infections caused by
Scedosporium spp. and L. prolificans, highlighting an
underreported localization of clinical significance
that affects the management of such infections. Sol-
id organ transplant was the main host risk factor;
however, several cases occurred in immunocompe-
tent patients, particularly those who had cutaneous
trauma. Vascular invasion was almost always as-
sociated with other infectious localizations, such as
contiguous osteoarticular localizations. The main
radiologic manifestation of infection was a vascular
aneurysm, which was observed in all thoracic aorti-
tis and most peripheral arteritis cases. Isolated vas-
cular wall thickening was frequently described for
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abdominal aortitis and contiguous aortic branches,
constituting overlap between abdominal aortitis
and iliofemoral arteritis.

The SOS found that 24% of disseminated scedo-
sporiosis/lomentosporiosis cases involved vascular
infections (5-11,13-17). No non-CNS vascular infec-
tions were reported among 273 IS cases according
to the Fungiscope registry (5), which gathers rare
IFD data from countries around the world. Only 2
cases of mycotic aneurysms were reported among 80
scedosporiosis/lomentosporiosis cases in transplant
patients, of which 40 were disseminated (33). One
possible explanation for this underreporting might
be that vascular impairment is rarely at the forefront
of IS diagnostic considerations and might not be sys-
tematically tracked by imaging checkups or might
be insufficiently reported in disseminated cases. All
cases from published literature were reported since
2000, which could be partly explained by recent im-
provements in imaging access. In addition, vascular
impairment was diagnosed in many (45%) cases af-
ter patients completed antifungal treatment for an-
other IS localization, suggesting that undiagnosed
vascular infections might lead to relapse because of
insufficient treatment. We found that 50% of IS cas-
es were associated with osteoarticular localization,
whereas that localization was usually described in
only 18%-26% IS and 14%-17% of disseminated

scedosporiosis/lomentosporiosis cases (5,12,17).
This finding suggests a potential association be-
tween vascular and osteoarticular localizations, es-
pecially because most of those were contiguous. In
particular, we highlighted a frequent association of
peripheral arteritis with aortitis resulting from spon-
dylodiscitis and peripheral osteoarthritis. Finally,
we reported high death rates, consistent with previ-
ous estimations for overall IS (5,7).

We focused on non-CNS vascular infections be-
cause cerebral mycotic aneurysms caused by Scedospo-
rium spp. have already been specifically addressed for
near-drowning situations (34). The ability of molds to
invade vessels is well known; angioinvasion is a key
pathogenic characteristic of invasive aspergillosis and
mucormycosis. Several reports have described cere-
bral and pulmonary mycotic aneurysms located con-
tiguously or distant to invasive aspergillosis or mucor-
mycosis (35-39). However, few studies have reported
thoracic aortitis caused by Aspergillus spp., which are
frequently associated with endocarditis (40-42).

The strength of this work is that it confirms ar-
terial wall invasion by Scedosporium or Lomentospora
hyphae; histopathologic analyses were available
for most cases. Nevertheless, IFD reporting is vol-
untary in France, and the National Reference Cen-
ter might not have gathered data for all IFD cases
in France during the study period. Moreover, we

Table 1. General patient characteristics in study of unexpected vascular locations of Scedosporium spp. and Lomentospora prolificans

fungal infections, France*

Variables SOS,n=7 Literature, n = 13 Total, n =20
Type of vascular infection

Aortitis 5(71) 9 (69) 14 (70)

Peripheral arteritis 6 (86) 4 (31) 10 (50)
Age, y (IQR) 44.0 (37.1-51.5) 55.0 (44.0-64.0) 52.5 (42.0-57.4)
Sex

M 4 (57) 6 (46) 10 (50)

F 3 (43) 7 (54) 10 (50)
Main underlying disease/condition

Malignancy 2 (29) 2 (15) 4 (20)

Including hemopathy 2 (29) 1(8) 3(15)
Including solid neoplasia 0 1(8) 1(5)

Solid organ transplant 3(43) 7 (54) 10 (50)

Trauma 2 (29) 2 (15) 4 (20)

Near drowning 0 1(8) 1(5)

No risk factor 0 1(8) 1(5)
Neutropenia 1(14) 1(8) 2 (10)
Prior colonization 0 2 (15) 2 (10)
Breakthrough infections 1(14) 2 (15) 3 (15)
Fungus identification

S. apiospermum 4 (57) 8 (62) 12 (60)

L. prolificans 2 (29) 5(39) 7 (35)

S. apiospermum and L. prolificans 1(14) 0 1(5)
Disseminated infection 7 (100) 8 (62) 15 (75)
Fungemiat 4/7 (57) 4/11 (36) 8/18 (44)

*Values are no. (%) except as indicated. Patients had non—central nervous system vascular infections caused by Scedosporium spp. or Lomentospora
prolificans; cases were obtained from the SOS and from published literature. IQR, interquartile range; SOS, Scedosporiosis/lomentosporiosis

Observational Study.

1Blood culture data were not available from published literature for 2 patients. Denominators indicate the total number of patients evaluated.
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Table 2. Clinical and radiologic characteristics of patients in study of unexpected vascular locations of Scedosporium spp. and
Lomentospora prolificans fungal infections, France*

Variables SOS,n=7 Literature, n = 13 Total, n =20
Clinical manifestations at diagnosis
Fever 6/7 (86) 3/8 (38) 9/15 (60)
Sepsis 1/7 (14) 2/13 (15) 3/20 (15)
Thoracic or abdominal pain among aortitis 2/5 (40) 5/9 (56) 7/14 (50)
Local inflammatory sign among peripheral arteritis 0 2/4 (50) 2/10 (20)
Vascular involvement at scedosporiosis/lomentosporiosis diagnosis 5/7 (71) 5/13 (39) 10/20 (50)
Other infection locations
Pulmonary 4/7 (57) 5/13 (39) 9/20 (45)
Central nervous system 2/7 (29) 3/13 (23) 5/20 (25)
Cutaneous 2/7 (29) 2/13 (15) 4/20 (20)
Osteoarticular 3/7 (43) 7/13 (54) 10/20 (50)
Including spondylodiscitis 1/3 (33) 4/7 (57) 5/10 (50)
Including contiguous localizations 1/3 (33) 6/7 (86) 7/10 (70)
Endocarditis 2/7 (29) 2/13 (15) 4/20 (20)
Localization of vascular infection
Aortitis 57 (71) 9/13 (69) 14/20 (70)
Including thoracic aortitis 1/5 (20) 4/8 (50) 5/13 (39)
Including abdominal aortitis 4/5 (80) 4/8 (50) 8/13 (62)
Peripheral arteritis 6/7 (86) 4/13 (31) 10/20 (50)
Including iliac or femoral arteritis 3/6 (50) 1/4 (25) 4/10 (40)
Type of aortitis vascular impairment
Aneurysm 1/4 (25) 717 (100) 8/11 (73)
With rupture 1/1 (100) 2/7 (29) 3/8 (38)
Perivascular abscess 1/4 (25) 0 1711 (9)
Isolated vascular thickening 2/4 (50) 0 2/11 (18)
Type of peripheral arteritis vascular impairment
Aneurysm 3/6 (50) 3/4 (75) 6/10 (60)
With rupture 0 1/3 (33) 1/6 (17)
Perivascular abscess 1/6 (17) 0 1/10 (10)
Septic thrombosis 2/6 (33) 1/4 (25) 3/10 (30)
Isolated vascular thickening 1/6 (17) 0 1/10 (10)
Vascular hypermetabolism on PET/CT 3/3 (100) 3/3 (100) 6/6 (100)

*Values are no./total no. analyzed (%). Denominators are different in some cases because of missing data. Patients had non—central nervous system
vascular infections caused by Scedosporium spp. or Lomentospora prolificans; cases were obtained from the SOS and published literature. PET/CT,
positron emission tomography/computed tomography; SOS, Scedosporiosis/lomentosporiosis Observational Study.

could not provide microbiologic identification at the classification update. We could not analyze the me-
species level for S. apiospermum complex species be- dian duration of antifungal therapy because all but 3
cause genotypic analysis was conducted in only 4 of patients were still undergoing treatment at last con-
13 cases reported in published literature, and sev- tact. Also, anticoagulant and antiplatelet drug man-
eral diagnoses were made before the last taxonomy agement could not be assessed because of missing

Table 3. Patient treatment and outcomes in study of unexpected vascular locations of Scedosporium spp. and Lomentospora
prolificans fungal infections, France*

Variables SOS,n=7 Literature, n = 13 Total, n =20
Radical surgery 2/7 (29) 6/13 (46) 8/20 (40)
First-line antifungal treatment after microbiologic identification
Monotherapy 117 (14) 3/9 (33) 4/16 (25)
Combination therapy 5/7 (71) 5/9 (56) 10/16 (63)
Multitherapy, >3 antifungal agents 1/7 (14) 1/9 (11) 2/16 (13)
Voriconazole 7/7 (100) 9/9 (100) 16/16 (100)
Terbinafine 2/7 (29) 6/9 (67) 8/16 (50)
Caspofungin 57 (71) 1/9 (11) 6/16 (38)
Overall IFD-related deaths 5/7 (71) 7/11 (64) 12/18 (67)
Among patients with fungemia 4/4 (100) 3/3 (100) 717 (100)
Among patients with aortitis whether or not associated with arteritis 4/5 (80) 7/9 (78) 11/14 (79)
Among patients with arteritis only 1/2 (50) 0/2 (0) 1/4 (25)
Among patients treated with radical surgery and antifungal 1/2 (50) 1/4 (25) 2/6 (33)
Among patients treated with antifungal only 4/5 (80) 3/4 (75) 7/9 (78)
1-month IFD-related deaths 2/7 (29) 5/11 (46) 7/18 (39)

*Values are no./total no. analyzed (%). Denominators are different in some cases because of missing data. Patients had non—central nervous system
vascular infections caused by Scedosporium spp. or Lomentospora prolificans; cases were obtained from the SOS and published literature. IFD, invasive
fungal disease; SOS, Scedosporiosis/lomentosporiosis Observational Study.
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data. We were unable to evaluate the effects of vascu-
lar impairment on scedosporiosis/lomentosporiosis
prognosis because assessing the exact circumstances
of death was difficult in many cases; however, >3
of the 12 IFD-related deaths seemed to be related to
a vascular complication. Finally, we observed that
patients who underwent radical surgery seemed to
have better prognoses. However, the retrospective
study design, small number of cases, and patient
population heterogeneity do not permit assessment
of the best curative treatment, leading us to interpret
the results for radical surgery with caution.

In conclusion, arterial wall infection is observed
in 24% of patients with disseminated Scedosporium/
Lomentospora infections and is mainly responsible
for arterial aneurysms either by contiguous contam-
ination or systemic dissemination. Our case series
and literature review suggest that Scedosporium spp.
and L. prolificans arterial infections might be latent
for months after IS diagnosis and treatment, and ad
hoc vascular imaging is justified in cases of osteo-
articular localization or dissemination. Systematic
screening for vascular involvement of Scedosporium/
Lomentospora infections, including aortitis and pe-
ripheral arteritis, is needed to improve therapeutic
strategies and prognosis.
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