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Abstract

KEYWORDS

1 | INTRODUCTION

While medication-related osteonecrosis of the jaw
(MRONJ) has been documented as a rare yet potentially
severe complication, reports on the co-occurrence of
MRONTJ and sepsis remain limited. Risk factors associated
with MRONIJ development encompass bisphosphonate
therapy, immunosuppressive therapy, dental interven-
tions, and suboptimal oral hygiene.! We present a case of
MRONIJ leading to sepsis in a patient with rheumatoid
arthritis.

2 | CASE PRESENTATION

A 75-year-old female patient presented to our institution
with hypothermia and shock. She had been diagnosed

Key Clinical Message

Chronic use of bisphosphonates, in combination with immunosuppressive ther-
apy, increases the risk of jaw osteonecrosis. When sepsis occurs in patients receiv-
ing bisphosphonate, osteonecrosis of the jaw should be considered a potential

Reports of medication-related osteonecrosis of the jaw (MRONJ) accompanied by
sepsis are limited. A 75-year-old female patient with rheumatoid arthritis, receiv-
ing treatment with bisphosphonate and abatacept, developed sepsis secondary to
MRONIJ. When sepsis occurs in patients receiving bisphosphonate, osteonecrosis
of the jaw should be considered a potential source of infection.

abatacept, bisphosphonate, jaw osteonecrosis, sepsis

with rheumatoid arthritis 10years ago. She was initially
managed with bucillamine, followed by prednisolone, and
thereafter abatacept for the past 6 years. She has been tak-
ing 35mg of alendronic acid weekly for 8 years.

Her vital signs were as follows: a core body tempera-
ture of 34.4°C, blood pressure of 98/67mmHg, pulse
rate of 119bpm, and respiratory rate of 24 breaths per
minute. Her Glasgow Coma Scale score was 14, and her
Quick Sequential Organ Failure Assessment score was
three. Physical examination revealed a swollen right jaw,
accompanied by purulent discharge within the oral cav-
ity. Blood examination showed elevated C-reactive pro-
tein levels (20.2mg/dL), while computed tomography
revealed osteomyelitis of the mandible, with surround-
ing abscess formation (Figures 1 and 2). Subsequent
fluid culture analysis via aspiration puncture identified
Parvimonas micra.

This is an open access article under the terms of the Creative Commons Attribution-NonCommercial-NoDerivs License, which permits use and distribution in any

medium, provided the original work is properly cited, the use is non-commercial and no modifications or adaptations are made.
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FIGURE 1 (A-I) Computed tomography of the right mandible. Imaging reveals a large area of bone destruction with irregular borders
and heterogeneous densities involving the body and ramus of the mandible. The affected bone appears to be sclerotic and fragmented, with
areas of sequestration and periosteal reaction. There is also evidence of soft tissue swelling and abscess formation.

FIGURE 2 Intraoral and extraoral photographs. The intraoral image shows evidence of purulent discharge and foul odor, indicating active
infection. The extraoral photograph shows a visible swelling in the lower right cheek, corresponding to the location of the intraoral lesion.
There is no evidence of fistula formation or drainage to the skin surface. Symptoms included pain and difficulty in chewing and speaking.

The patient exhibited a favorable response to antimi- hospitalization days. Following discharge, she continued
crobial therapy comprising of sulbactam/ampicillin, along her amoxicillin therapy, resulting in the stabilization of the
with surgical debridement, and was discharged after 18 = jawbone and subsequent resumption of abatacept therapy.
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3 | DISCUSSION AND
CONCLUSION

We encountered a case of sepsis induced by MRONJ,
which was successfully managed with prompt and appro-
priate interventions. Bisphosphonates impede osteoclast
activation and provoke necrosis,” while additional fac-
tors such as angiogenesis inhibition and infection have
also been reported.® Abatacept, by suppressing immune
function, may have contributed to a heightened suscepti-
bility to infection. In patients undergoing bisphosphonate
therapy, the occurrence of sepsis attributed to MRONJ,
though infrequent, demands particular attention, particu-
larly in compromised oral hygiene and concurrent admin-
istration of biologic agents.
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A 62-year-old man with pleuroparenchymal fibroelastosis (PPFE), who had been under
observation for 19 years, was admitted due to headache, fatigue, and dyspnea. Although no
acute findings were detected, his symptoms were attributed to hypercapnia and exertional
hypoxemia. He had a history of pneumothorax, but chose not to undergo positive airway
pressure ventilation. Consequently, home high-flow nasal therapy (HFNT) was initiated,

and 4 months later, he observed an improvement in his quality of life, body weight gain,

Keywords:

Pleuroparenchymal fibroelastosis
High-flow nasal therapy
Noninvasive positive pressure
ventilation

King's brief interstitial lung disease

and relief from hypercapnia. These outcomes suggested that home HFNT holds potential
for improving the quality of life for patients with PPFE.
© 2023 The Japanese Respiratory Society. Published by Elsevier B.V. All rights reserved.

1. Introduction

Pleuroparenchymal fibroelastosis (PPFE) is a rare interstitial
pneumonia characterized by subpleural elastic fibrosis and
atelectasis in the upper lobes of the lung [1,2]. The median
survival period is 96 months, and the 5-year cumulative sur-
vival rate is 58% [3]. The effects of immunosuppressive ther-
apy or antifibrotic therapy are limited [4], and no fundamental

treatment other than lung transplantation is available. Sup-
portive therapy is important due to its potential for long-term
management. PPFE causes recurrent pneumothorax, pneu-
monia, type 2 respiratory failure, and sleep-related hypo-
ventilation [5,6]. High-flow nasal therapy (HFNT) has recently
been used in severe cases and is expected to improve
oxygenation by facilitating lung dilation and providing posi-
tive airway pressure, thereby reducing airway resistance and
the respiratory workload [7]. Home HFNT has also shown to

Abbreviations: PPFE, Pleuroparenchymal fibroelastosis; HFNT, home high-flow nasal therapy; COPD, chronic obstructive pulmonary
disease; BMI, body mass index; K-BILD, The King's Brief Interstitial Lung Disease; PaCO,, arterial carbon dioxide tension; FVC, Forced
Vital Capacity; FEV1, Forced Expiratory Volume 1; RV, Residual volume; TLC, Total Lung Capacity; NPPV, noninvasive positive pressure

ventilation.

* Corresponding author. Department of Internal Medicine, Kaga Medical Center, Ri-36, Sakumi-machi, Kaga, Ishikawa, 922-8522, Japan.

E-mail address: yahuu42japann@gmail.com (K. Iwasaki).
https://doi.org/10.1016/j.resinv.2023.08.004

2212-5345/© 2023 The Japanese Respiratory Society. Published by Elsevier B.V. All rights reserved.
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improve ventilation efficiency and muscle strength in patients
with chronic obstructive pulmonary disease (COPD) [8].
Herein, we presented a case of patient with PPFE who was well
managed with home HFNT.

2. Case report

A 62-year-old man who had never smoked was admitted to
our hospital because of headaches, fatigue, and dyspnea. He
was diagnosed with PPFE, 19 years earlier, based on bilateral
subpleural scarring, predominantly affecting the bilateral
upper lobes and radiological disease progression. His relevant
medical history included left pneumothorax (10 years prior),
two episodes of right pneumothorax (8 years prior and 6 years
prior) and a right upper lobe lobectomy for aspergilloma (6
years prior). Pirfenidone was administered for 7 months but
was discontinued due to loss of appetite. Despite receiving
erythromycin, continuous rehabilitation, and nutritional
guidance, including the administration of nutritional supple-
ments, his dyspnea worsened, and he experienced progres-
sive weight loss.

On admission, he was 168 cm in height and weighed 37.5 kg
(body mass index [BMI]: 13.29 kg/m?). The King's Brief Inter-
stitial Lung Disease (K-BILD) total score was 27.2 points.
Computed tomography revealed no evidence of infection or
an exacerbation of PPFE [Fig. 1]. The level of Krebs von den
Lungen-6 was 818 U/mL. Transthoracic echocardiography
exhibited no evidence of pulmonary hypertension, with a
transtricuspid pressure gradient of 26 mmHg. The patient's
resting arterial carbon dioxide tension (PaCO,) value was

elevated, ranging from 66 mmHg to 81.1 mmHg. A trans-
cutaneous oxygen monitor revealed day-time hypoxemia,
with a minimum SpO, of approximately 90%, while nocturnal
desaturation reached 82%. A 6-min walk test demonstrated a
decrease in his continuous walking distance to 180 m
(opposed to 520 m, 4 years earlier). Pulmonary function tests
revealed the following: Forced Vital Capacity (FVC), 0.65 L
(18.6% of predicted); Forced Expiratory Volume 1 (FEV1), 0.58 L
(20.9% of predicted); FEV1/FVC ratio, 89.23%; Residual volume
(RV), 180% of predicted; Total Lung Capacity (TLC), 68.8% of
predicted; and RV/TLC, 207.9% of predicted. The patient's
symptoms were attributed to hypercapnia and exertional
hypoxemia. In this case, the IPPFE type was diagnosed as
radiologically and physiologically probable IPPFE, based on the
recent criteria of Watanabe et al., without requiring a surgical
lung biopsy [6].

We considered that noninvasive positive pressure venti-
lation (NPPV) would increase the risk of pneumothorax.
Therefore, we introduced night-time HFNT with a tempera-
ture set at 34 °C and a flow rate of 25 L/min, with an additional
0.25 L/min. The regimen was administered from 9:00 p.m. to
7:00 a.m. Subsequently, the PaCO, level upon waking
decreased to 62 mmHg, transcutaneous oxygen monitoring
indicated maintenance of SpO; level at >90% during the night,
and the K-BILD score increased to 44.6 points before
discharge. After transitioning to home HFNT, the K-BILD score
increased to 50.4 points within 3 months. Notably, improve-
ments were observed in the patient's chest symptoms, psy-
chological score, and total score [Fig. 2]. Although this did not
provide much benefit in terms of actual exertion, it substan-
tially contributed to an improved quality of life in terms of

Fig. 1 — A—D: Chest computed tomography on admission.
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Fig. 2 — Clinical course and the King's Brief Interstitial Lung Disease score per item in the present case.

home activities and mental health. Furthermore, a mild
improvement in appetite was observed; the patient's weight
increased to 39.1 kg, and his BMI increased to 13.85 mg/m?.
Presently, the patient remains stable and has not required
readmission.

3. Discussion

In this case, the implementation of home HFNT for PPFE
resulted in an improvement in quality of life, including K-BILD
score, body weight, and arterial blood CO, concentration.
Notably, similarities are present between PPFE and COPD in
the late stages. First, both COPD and PPFE can lead to type 2
respiratory failure. Although COPD is characterized by airway
obstruction and PPFE is characterized by severe mechanical
restriction, patients with either condition may develop even-
tual hypercapnic respiratory failure at an advanced stage.
Second, respiratory muscle fatigue and weight loss occur in
both the conditions. Third, the decrease in physical activity
due to these factors results in a decline in the quality of life.
NPPV has been proposed as management strategy that con-
tributes to the improvement of PaCO,; however, it is associ-
ated with an increased risk of developing pneumothorax [9],
and considering that pneumothorax is a common complica-
tion in PPFE, cautious consideration is necessary before
implementing NPPV. In contrast, HFNT offers improvement in
ventilation efficiency and relief of respiratory muscle fatigue,
and it is expected to be effective because it is less likely to lead
to complications due to pneumothorax.

4, Conclusion

A notable limitation of the present report is that the patient
did not show improvement in actual exertion. As visiting the
hospital required strong exertion, it was difficult to conduct

15

pulmonary function tests and a 6-min walk test during follow-
up. In conclusion, PPFE follows a course similar to COPD as an
end-stage symptom, and home HFNT has the potential to
improve patient's quality of life.
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Primary pleural lymphoma accompanied by silicosis
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?Department of Respiratory Medicine, Reports of malignant lymphoma accompanied by silicosis are limited. A
Kanazawa University Graduate School 93-year-old man with silicosis presented with right massive pleural effusions

of Medical Sciences, Kanazawa, Japan . . . . .
P and was diagnosed with primary pleural lymphoma. Since there was no evidence

Correspondence of chronic pyothorax or Epstein-Barr virus infection, it may be due to silicosis-
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1 | INTRODUCTION of malignant lymphoma accompanied by silicosis."
To the best of our knowledge, there is only one case
Although lung cancer is the most common malig- report of primary pleural lymphoma associated with

nancy associated with silicosis, there are few reports silicosis.”> We report a case of pleural lymphoma in a

FIGURE 1 (A) Chest radiograph obtained 5years before presentation shows a large fibrotic mass in the right upper zone (red
arrowhead) and bilateral small nodules with upper-zone predominance. Pleural effusion is not seen. (B) Chest radiograph at presentation
reveals right massive pleural effusions. (C-F) Chest computed tomography reveals multiple pleural tumors (yellow arrowheads) and
bilateral pleural effusions with right predominance, in addition to small nodules in the left upper pulmonary lobe and enlarged hilar and
mediastinal lymph nodes with calcification—typical findings in silicosis. Images (C) and (D) show the lung window, and images (E) and (F)
show the plain mediastinal window.

This is an open access article under the terms of the Creative Commons Attribution-NonCommercial-NoDerivs License, which permits use and distribution in any
medium, provided the original work is properly cited, the use is non-commercial and no modifications or adaptations are made.
© 2023 The Authors. Clinical Case Reports published by John Wiley & Sons Ltd.
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patient with silicosis presented with a massive pleural
effusion.

2 | CASE PRESENTATION

A 93-year-old man with a history of silicosis was referred
for progressive dyspnea. Chest imaging revealed right

FIGURE 2 Thoracoscopy shows multiple protruding papillary
lesions in the parietal pleura. White-colored plaque is also seen.
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massive pleural effusions and multiple pleural tumors, in
addition to small silicotic nodules and enlarged hilar and
mediastinal lymph nodes with calcification (Figure 1).
Plasma levels of soluble interleukin-2 receptors were el-
evated (2770U/ml), and malignant cells were observed
in the pleural fluid. Thoracoscopy performed under local
anesthesia revealed multiple protruding papillary lesions
in the pleura, and diffuse large B-cell lymphoma was con-
firmed pathologically (Figures 2 and 3). Brain and abdom-
inal to pelvic computed tomography showed no tumor
lesions, and the patient was diagnosed with primary pleu-
ral lymphoma. The patient died 16days after palliative
treatment owing to poor general condition.

3 | DISCUSSION AND
CONCLUSION

Complications associated with silicosis include lung can-
cer and tuberculosis; however, the association of silicosis
with malignant lymphoma is unclear. Primary pleural
lymphoma is known to be associated with chronic tuber-
culous pyothorax, Epstein-Barr virus (EBV) infection,
and autoimmune diseases.? In this case, chronic pyotho-
rax was not observed, and EBV was not detected on patho-
logical examination; therefore, we considered the disease
onset may have been due to chronic inflammation by sili-
cosis. Since silicosis is rarely accompanied by pleural effu-
sions,* when pleural effusions are found in patients with
silicosis, lymphoma should be considered, in addition to
lung cancer and tuberculosis.

FIGURE 3
lymphoma cells on hematoxylin and

(A) Pleural biopsy reveals

eosin stain (x20). (B) Immunohistological
examination reveals lymphoma cells
A positive for CD20, (C) negative for
CD3, and (D) negative for Epstain-Barr
virus-encoded RNA. Thus, the patient
0 is diagnosed with diffuse large B-cell
w5 e lymphoma.
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Your Foot Can Help Predict Your Cardiovascular Risk
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Familial hypercholesterolemia (FH) is an
autosomal dominant disorder characterized by extreme
hyper low-density lipoprotein (LDL) cholesterolemia,
premature coronary artery disease, and tendon
xanthoma (TX)". Most clinical criteria for the
diagnosis of heterozygous FH adopt the existence of
TX as one of the key items*?. Notably, only the Japan
Atherosclerosis Society (JAS) diagnostic criteria for
heterozygous FH requires quantitative evaluation of
the Achilles tendon (AT), the threshold of which is >
9 mm on X-ray imaging for both genders?. It was
determined from the AT thickness of 36 participants
with non-FH manually measured using a vernier
micrometer in 1977 #. The mean * standard deviation
of AT thickness of those participants was 6.3+1.2
mm; that is, the AT thickness of 97.8% participants
with non-FH was <8.7 mm. While the threshold of
AT thickness > 9 mm for genetically diagnosed
heterozygous FH is extremely specific, it has the
disadvantage of low diagnostic sensitivity”. Thus, very
recently, the JAS has changed the reference value of
AT thickness for the diagnosis of heterozygous FH
from 9.0 mm for both genders to 8.0 mm for male
and 7.5 mm for female patients based on our
findings”.

It is unclear why only the ATs of FH thicken and
non-FH ATs do not even when blood LDL cholesterol
(LDL-C) levels are similar after adulthood. Based on
this, approximately 20% of genetically diagnosed FH
has an AT thickness <9 mm?. Further, it is unclear
why some FHs have thickened ATs and other FHs do
not even when they have comparable LDL-C levels.
Because most dyslipidemias other than FH manifest
in adulthood, one possible explanation for the former
question is that FHs have extreme higher LDL-C

levels than non-FHs during childhood and higher
cumulative burden of LDL-C. If this hypothesis is
correct, the relationship between connective tissue,
including AT, and LDL-C during childhood could be
a deciding factor. The explanation for the latter
question is that factors other than LDL-C levels are
also clearly involved in the development of TX in FH.
FH with TX has a higher incidence of
cardiovascular events than FH without TX®.
Moreover, regression of AT xanthomas in FH under
cholesterol-lowering therapy was significantly
correlated with a reduced major cardiovascular event”.
LDLs in circulation accumulate into tendons,
especially when subjected to physical and mechanical
stimulation, and become oxidized LDL.
Histologically, cholesterol deposition is observed both
in the extracellular matrix of the tendon and inside
histiocytes and other foam cells, which show several
intracytoplasmic lipid vacuoles, lysosomes, and myelin
figures. An inflammatory cell infiltrate and fibrous
reaction may be associated. In elderly patients with
very advanced TXs, even calcification could be
present. These clinical and pathological findings
suggest that the progression and regression of TX and
atherosclerosis share similar mechanism, such as
inflammation, oxidation, and cholesterol deposition.
Artieda er al. proved that macrophages from
heterozygous FH with TX have a higher
predisposition to form foam cells after oxidized LDL
overload than those from heterozygous FH without
TX. They also reported that participants with FH
with TX showed increased plasma tryptase, tumor
necrosis factor-alpha, interleukine-8, and
interleukine-6 concentrations®. A previous clinical
study presented that blood samples from FH with TX
released more proinflammatory monocytes and
lipoprotein-associated oxidative stress than those from
FH without TX”. In contrast, Adorni er al.
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demonstrated that the cholesterol efflux capacity of
high-density lipoprotein (HDL) mediated by the
ATP-binding cassette Al and serum cholesterol
loading capacity of FH with AT xanthoma are
significantly higher than those of FH without AT
xanthoma'?. Moreover, the cholesterol efflux capacity
of HDL mediated by the ATP-binding cassette G1
was significantly lower than those of FH without
X

These findings were also supported by genetic
analysis. Oosterveer ¢z al. examined the association
between the existence of TX in FH and variants in
four genes regarding the reverse cholesterol pathway
and four genes regarding the LDL oxidation pathway,
all of which were selected based on functionality and/
or association with cardiovascular disorders in a
previous study'V. As a result, some risk alleles
regarding reverse cholesterol pathways, such as the
cholesteryl-ester transfer protein and LDL receptor,
and some other risk alleles regarding the LDL
oxidation pathway, such as apolipoprotein A4, were
significantly associated with the existence of TX.
Finally, the odds of TX increased with the gene-loaded
scores, the total number of risk alleles, of both reverse
cholesterol transport and LDL oxidation pathway'".
Thus far, no contemporary Mendelian randomization
studies on TX development in FH have been
conducted. In the future, more detailed genetic
background for the development of TX may be
elucidated.

In this issue of the Journal of Atherosclerosis and
Thrombosis, Matsumoto et al. retrospectively
investigated the incidence of major cardiovascular
events based on AT thickness'”. Their study
participants were Japanese patients with coronary
artery disease treated by successful percutaneous
coronary intervention. These participants were divided
into two groups according to AT thickness measured
by soft X-ray radiography: 1) AT thickness > 8.0 mm
in male and >7.5 mm in female participants, both of
which are similar to the new thresholds for the
diagnosis of heterozygous FH established by the JAS
diagnostic criteria 2022 (note that the new JAS FH
diagnostic criteria adopts a threshold of AT thickness
> 8.0 mm in male and 2 7.5 mm in female patients),
and 2) the rest of the study participants. Matsumoto
et al. reported that patients with thicker AT (possibly
FH) represent higher LDL-C levels, higher HbAlc,
greater body mass index, and lower incidence of
hypertension and acute coronary syndrome.
Multivariate analysis indicated that the presence of AT
thickening was independently correlated with the
incidence of major cardiovascular events after
successful percutaneous intervention'?. Other reports
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show that AT thickness is associated with the degree
of coronary atherosclerosis, severity of coronary artery
disease', instability of coronary plaque'¥, and
cardiovascular events'. Compared with previous
similar studies, one of the advantages of the study by
Matsumoto ¢t al. is the relatively large number of
patients involved. Additionally, the criteria for AT
thickening was nearly identical to the threshold of the
new JAS criteria for FH diagnosis in 2022. The study
suggested that if FH is diagnosed according to the
new JAS criteria, its coronary risk can be assessed
simultaneously.
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Paradoxical contralateral hemiparesis 2
in spontaneous spinal epidural hematoma:
a case report

Kazuhiro Okada'", Youshi Fujita? and Ryuhei Kitai®

Abstract

Background Hemiparesis associated with spontaneous spinal epidural hematoma (SSEH) usually occurs ipsilateral to
the hematoma. We here report the case of a patient with paradoxical hemiparesis contralateral to a spinal lesion due
to SSEH.

Case presentation A 70-year-old woman was identified in routine clinical practice; she presented with acute-onset
neck pain and left hemiparesis. Neurological examination showed left-sided sensory-motor hemiparesis without
facial involvement. Cervical MRI showed a dorsolateral epidural hematoma compressing the spinal cord at the

C2 to C3 level. Axial imaging demonstrated a crescent hematoma on the right side, which is contralateral to the
hemiparesis, and lateral displacement of the spinal cord. Spinal angiography revealed no abnormal vessels. Based on
clinical presentation and MRI findings, a diagnosis of SSEH was made. The patient was managed conservatively. The
symptoms completely resolved without any neurological deficits, and the hematoma disappeared on the follow-up
MRI.

Conclusions Paradoxical contralateral hemiparesis is one of the possible presenting symptoms in patients with SSEH.
This case demonstrates the existence of the paradoxical contralateral hemiparesis associated with spinal compressive
lesions. A plausible mechanism of the phenomenon is discussed.
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Background

Spontaneous spinal epidural hematoma (SSEH) typically
presents with features ranging from simple neck or back
pain to hemiparesis, complete paraplegia or quadriplegia,
corresponding to the spinal levels and severity of cord or
nerve root compression [1, 2]. Hemiparesis associated
with SSEH usually occurs ipsilateral to the hematoma.
Here, we report an atypical case of SSEH with motor and
sensory deficits in the upper and lower limbs contralat-
eral to the lesion.

Case presentation

A 70-year-old woman presented to the emergency
department with acute-onset neck pain and left hemipa-
resis. These symptoms occurred at rest without any spe-
cific trigger, and moving her neck exacerbated the pain.
She had no history of recent trauma. Her medications
included antihypertensive prescriptions and no anti-
thrombotic agents. Her blood pressure on presentation
was 230/129 mmHg. Physical examination revealed left-
sided hemiparesis (manual muscle testing scores of 3/5 in
upper and lower limbs), numbness and hypoesthesia on
her left side, and no facial involvement. Laboratory stud-
ies showed no remarkable findings, including coagulopa-
thy. Brain MRI and magnetic resonance angiography were
performed to rule out stroke or vertebrobasilar artery
dissection. Cervical MRI revealed an epidural hematoma
localized to the dorsolateral spinal cord at the C2 to C3
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level. Axial fluid-attenuated inversion recovery (FLAIR)
imaging demonstrated a well-defined crescent hema-
toma on the right side, contralateral to the hemiparesis,
and lateral displacement of the spinal cord (Fig. 1A, B).
Spinal angiography revealed no abnormal vessels. Based
on her clinical presentation and MRI findings, we diag-
nosed SSEH. Because of a remarkable improvement in
her upper and lower limb symptoms within three hours
after the onset, she was treated conservatively with a
rigid cervical collar and antihypertensive agents. Her left-
sided weakness and sensory deficits improved daily. Fol-
low-up MRI on the sixth day showed that the hematoma
had decreased in size. The hematoma had completely
disappeared three weeks after the onset, the patient was
fully recovered, and she was discharged without any neu-
rological deficits.

Discussion and conclusions

Among spinal disorders other than SSEH, hemiparesis
contralateral to the spinal lesion has also been reported
in cervical disc herniation [3] and lumbar synovial cysts
[4]. These reports note the existence of hemiparesis con-
tralateral to the spinal lesion.

Intracranial lesions, mostly those supratentorial and
expanding, occasionally yield neurological signs not
directly related to the location of the lesion. Hemipare-
sis ipsilateral to an intracranial lesion, referred to as false
localizing signs or paradoxical hemiparesis, often led to

contralateral corticospinal tract
(descending motor pathway)

ipsilateral spinothalamic tract (

(major ascending sensory pathway) I|

—- lateral displacement

contralateral dorsal column

Fig. 1 A Sagittal T2-weighted MRI shows a dorsolateral epidural hematoma compressing the spinal cord at the C2 to C3 level. B Axial FLAIR MRI shows a
crescent hematoma on the right side and lateral displacement of the spinal cord. C Possible mechanism of paradoxical contralateral hemiparesis.
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wrong-site exploratory surgery in the pre-brain-imaging
era [5]. Compelling candidate mechanisms of paradoxi-
cal hemiparesis due to intracranial lesions are (1) com-
pression of the contralateral cerebral peduncle against
the tentorial edge, referred to as Kernohan’s notch phe-
nomenon; (2) vascular involvement of the contralateral
hemisphere; or (3) impaired functional activation of the
contralateral hemisphere [5].

In our case involving a spinal lesion, the mechanism
of paradoxical contralateral hemiparesis may be analo-
gous to Kernohan’s notch type injury, similar to that of
a previously reported case with cervical disc herniation
[3]. Pressure produced by the spinal hematoma could
have been transferred across the spinal cord, and lateral
displacement of the cord may have affected the contralat-
eral corticospinal tract (descending motor pathway) and
dorsal column, with direct compression of the ipsilateral
spinothalamic tract (major ascending sensory pathway),
causing the sensory-motor hemiparesis mimicking stroke
(Fig. 1C).

We now note that contralateral hemiparesis is a possi-
ble presenting symptom in patients with SSEH. Our case
suggests the rare occurrence of direct (ipsilateral) and
indirect (contralateral) compression mechanism resulting
in paradoxical hemiparesis, supplementing the few pre-
vious reports of similar contralateral hemiparesis associ-
ated with spinal compressive lesions.

Abbreviations

SSEH Spontaneous spinal epidural hematoma
MRI Magnetic resonance imaging
FLAIR  Fluid-attenuated inversion recovery.
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