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ABSTRACT

Objective. This case series aims to elucidate the clinical presentation, diagnostic imaging, and outcomes associated with
intrapapillary hemorrhage with adjacent peripapillary subretinal hemorrhage (IHAPSH), highlighting the importance of
recognizing this syndrome in young myopic individuals.

Material and methods. We conducted a single-center, retrospective, observational case series including three patients
diagnosed with IHAPSH over the past seven years. Diagnostic modalities included cycloplegic refraction, fundus fluorescein
angiography and photographs, optical coherence tomography (OCT), ultrasonography, and visual field testing.

Results. The study involved six eyes from three female patients aged 12 to 46. Two exhibited acute and one subacute
visual symptoms. Myopic refraction ranged from —1.5 to —6.50 diopters, and initial visual acuity varied from 1.0 to counting
fingers at 1 meter. Biomicroscopy showed no significant findings. OCT revealed peripapillary subretinal hemorrhages in two
eyes and subretinal hemorrhage at the optic disk in another. Preretinal hemorrhage was also observed. Ultrasonography
detected slight elevation at the optic disk head; no drusen were found. All hemorrhages resolved spontaneously without
sequelae.

Conclusion. Hemorrhages resolved spontaneously in all cases, affirming IHAPSH'’s benign nature. Advanced imaging provided
accurate diagnoses, distinguishing IHAPSH from others and emphasizing conservative management. No chronic sequelae
were noted, and differential diagnosis prevented unnecessary treatments.
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KnuHuveckul cnyqal
KnuHunyeckan KapTUHa U Ucxop KpoBou3JIMAHNA Ha AUCKE 3PUTEJIbHOIO HepBa
nnepunanunanapHoro CyGPETMHaJ'IbHOFO KPOBOU3NTNAHUNA Y TPEX NALUEHTOB C Muonuen

Mexmet Omep Kupuctuorny', lamse Yua Monato3', Conryn Ceitnc', O3ryp Manubin6aiibip’,
OHepH lTennwKeH?

"Uikona meduyuHsl YHusepcumema bypca Ynyoae, bypca, Typyus
2[ocnumans Axumep, bypca, Typyus

PE®EPAT

Beepenue. MpeactaBneHbl cnyyan U3 NPaKTUKKM C ONUCAHWEM KIUHUYECKON KapTUHbI, AMAarHOCTUYECKUX MPU3HAKOB U
1CX0A0B, 06yCNOBNEHHBIX KPOBOM3NMAHNEM HA ANCKE 3pUTENbHOTO HEpBa — UHTpananuaaApHON reMopparvei ¢ npueralLwmm
nepunanuanapHbIM cybpeTnHanbHbIM KpoBoudnuaHuem (cuHapom IHAPSH) y Monoabix ntogeit ¢ 6ansopykocTbio.
Matepuan n MmeToabl. [1poBeseH peTPOCNEKTUBHbIN aHann3 HablAeHNI y nauneHToB ¢ anardozom IHAPSH 3a nocnegHue
7 net. iInarHocTuyeckne MeToAbl BKIKOYAAW LMKNONNernyecKyto pedpakumio, prayopecLeHTHyto aHrnorpaduio u hotorpadpun
rNa3Horo AHa, ONTUYECKYLo KorepeHTHyto Tomorpaduio (OKT), ynbTpasByKoBoe 1ccnesoBaHue U OnpeseneHune nonei 3peHus.
B nccnegoBaHme 6binu BktoYeHsbl 3 nayunenTa (6 ras) B Bozpacte oT 12 fo 46 net. Mnonnyeckas pedpakuus Bapbuposana
ot —1,5 80 -6,50 anTp, a ucxoaHas octpoTa 3peHna - ot 1,0 Ao cyeta nanbLeB Ha paccToAHMMU 1 M.

Pesynbtathl. Y AByX nauveHToB Habnojanucb OCTPble W Y OAHOMO MOAOCTPble HapyleHWA 3pUTesbHbIX (YHKLWIA.
BromuKpockonuyeckoe nccnefoBaHve a3 He NokKasano CylWecTBeHHbIX OTKNOHeHWiA. Mo AaHHbIM OKT Gbinu BbiABAEHbI
nepunanuanapHble cybpeTnHanbHble KPOBOU3ANAHNA U CyOpeTUHaNbHble KPOBOWU3NNAHUA B AUCK 3pUTENIbHOMO HepBa Ha
napHoMm rna3sy. Takxe Habn04annCch NPU3HAKN NPEPETUHANbHOTO KPOBOU3NUAHWMA. YNbTPa3ByKOBOE UCCe0BaHE BbIABUIIO
HeBGoNbLLYI0 MPOMUHEHLMIO FTONOBKW AUCKA 3PUTENBHOTO HEepBa; APY3 He 06HapyxeHo. Bce KpoBOM3NUAHKA paspewwmnanch
CMOHTaHHO, 6e3 nocneAcTBUN.
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3aknwouenue: KpoBon3nmaHWA paccacbiBannch CNOHTAHHO BO BCEX CNy4asX, NOATBEPXAaA A0OPOKaYeCTBEHHbIV XapaKTep
cungpoma IHAPSH. bonee fetanbHas oueHKa Ha OCHOBaHWU 00BbEKTUBHBIX UCCNeA0BaHMI NO3BOANIA NPOBECTY TOYHYH
AvarHocTuky, anddeperumpyowyo cuHapom IHAPSH ot apyroit natonoruu, nogyepkusas oTcyTcTBUe HeobXoAMMOCTM
KOHCEepBaTMBHOTO fleyeHUA. Kakux-1mbo BTOPUYHbBIX XPOHUYECKUX NOCNEeACTBUI OTMEYEHO He 6bino, a AnddepeHumnanbHan
AMarHocTvka nossonuna nabexarb He060CHOBAHHOO BMeLIATENbCTBA U AONOJHUTENbHO Tepanuu.

KnioueBble cnoBa: Muonus, 0ucK 3pumesibHO20 Hepsa, NepunanuApHble CybpemuHanbHble Kpogou3snusaHusA, cuHopom IHAPSH

Lna untuposanua: Mexmer Omep Kupuctuorny, lfamse Yuan fouaios, Couryn Ceitnc, 03ryp ManusinGaiibip, OHepH
lenuwkeH. KnuHnyeckas KapTuHa 1 NCXOA KPOBOW3NMAHUA Ha AUCKE 3pUTENbHOMO HepBa W NepunanuaiApHoOro
cybpeTrHanbHOro KpOBOM3NUAHUA Y Tpex nauueHToB. Touka 3peHus. Boctok - 3anaa. 2024;11(3): 55-59. doi. https://doi.
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INTRODUCTION

Intrapapillary hemorrhage with adjacent peripapillary
subretinal hemorrhage (IHAPSH) syndrome, first identified
in 1975, is a rare, benign condition predominantly observed
in myopic eyes with tilted disks. This syndrome is character-
ized by acute onset of non-specific visual impairment, float-
ers, and scotoma [1]. IHAPSH is characterized by a tilted op-
tic disc, mixed types of bleeding, good visual acuity, benign
prognosis, and rare recurrence [2]. Most cases regress spon-
taneously without the need for treatment. However, IHAPSH
may be responsible for outer retinopathy like sequela in the
long term [3, 4]. However, complicated cases can present di-
agnostic challenges, leading to unnecessary and incorrect
treatments.

The diagnosis is primarily clinical, based on suspicion,
and involves a comprehensive assessment of clinical symp-
toms and detailed multimodal imaging to confirm the char-
acteristic features associated with this rare clinical syndrome
[2]. It must be differentiated from other pathologies that can
cause hemorrhage at the optic disk head, like optic disc dru-

sen or peripapillary choroidal neovascularization (CNV) [5,
6]. Accurate diagnosis is essential to prevent unnecessary and
inappropriate treatments in this self-resolving benign con-
dition.

This case series underscores the significance of recogniz-
ing IHAPSH in young myopic individuals, highlighting the
role of imaging techniques in understanding the pathogen-
esis and clinical features of this rare condition.

PATIENTS AND METHODS

This case series is a single-center, retrospective, obser-
vational study that included three patients diagnosed with
IHAPSH over the past seven years (table). All patients were
monitored at our clinic, and either they or their legal guard-
ians provided informed consent. Patient records were re-
trieved from our archives, and relevant imaging data were
extracted. Cycloplegic refractions were measured via autore-
fractor (Nidek ARK-510a, Tokyo, Japan). Fundus images and
fundus fluorescein angiographies (FFA) were obtained us-
ing a Visucam 500 (Carl Zeiss Meditec, Jena, Germany). Op-
tical coherence tomography (OCT) images were captured

Table
Clinical Characteristics of Patients with IHAPSH Syndrome
Tabnuya
Knunuveckas xapakrepuctuka naymenTos ¢ cuHapomom UTMCK
Case Case 1 Case 2 Case 3
Age 12 19 46
Gender F F F
Systemic Findings = = =
Affected Eye L R R
Spherical Equivalent [D] -1.5/-1.75 -3.5/-2.25 Very high myopia/-6.5
BCVA 1.0/0.6 0.9/0.9 CF/0.2
Vitreous Hemorrhage Yes Yes Yes
Optic Disc Swelling on USG Yes Yes Yes
Visual Field Defect Yes No Unknown
Recurrence None None None
Sequelae None None None
Subsequent Vision Loss No No No
Family History None None None

BCVA: Best corrected visual acuity, CF: Counting fingers, D: Diopter, F: Female, L: Left, R: Right, USG: Ultrasonography
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using a spectral domain OCT system (Heidelberg Spectra-
lis, Heidelberg Engineering, Heidelberg, Germany). Ultraso-
nographic scans were performed with a Cinescan S (Quan-
tel Medical, Cedex, France), and visual field tests were con-
ducted using the SITA-standard 30-2 protocol on a2 Hum-
phrey Visual Field Analyzer IIT (HVF Analyzer III, Carl Zeiss
Meditec, Dublin, CA, USA).

CASE PRESENTATIONS

Case 1

A 19-year-old female patient presented with subacute
visual loss in her left eye. Cycloplegic refraction revealed
—-1.5-0.5 x 180 in the right and —1.75 -0.75 x 170 in the left
eye, with best corrected visual acuity (BCVA) of 1.0 in the
right eye and 0.6 in the left eye. Biomicroscopic examination
was unremarkable. Dilated fundus examination, along with
OCT imaging, revealed peripapillary subretinal hemorrhage
and preretinal hemorrhage (Fig. I a, b). Visual field testing
revealed enlargement of the blind spot and temporal

arcuate scotoma in the affected left eye. Ultrasound
imaging indicated mild swelling at the optic disc. Cranial
and orbital magnetic resonance imaging (MRI) showed no
pathology, and FFA detected intrapapillary hemorrhage
with no additional findings. An 8-month follow-up revealed
complete resolution of the hemorrhages and a return to a
BCVA of 1.0 in both eyes.

Case 2

A 12-year-old female with no significant medical history
presented with acute visual loss in the right eye. Refraction
was —3.0 —1.5 x 180 in the right and -2.25 -1.5 x 170 in
the left eye. BCVA was 0.9 in both eyes. Biomicroscopic
examination showed no pathological findings. Fundoscopic
examination revealed peripapillary subretinal and preretinal
hemorrhages in the right eye (Fig. a, b). Visual field testing
did not detect any increased scotoma. Ultrasound and
OCT imaging highlighted optic disc swelling. FFA detected
intrapapillary hemorrhage with no additional findings. The
hemorrhages resolved spontaneously during follow-up.

Fig. 1. Figure 1a displays the color fundus photograph of the left eye of Case 1. Figure 1b shows the corresponding area in the infrared photograph with the
optical coherence tomography of the optic disk head. Blue arrowheads, indicate intraretinal hemorrhage and areas of subretinal hemorrhage are marked
with green arrowheads. The area with posterior vitreous detachment is shown with a yellow arrowhead. Note the hyperreflective spots in the vitreous, which

are areas of hemorrhage.

Puc. 1. Knunuyeckuit cnyyaii 1: a - uetHas doTtorpadms rasHoro AHa ieBoro rasa; 6 - cooTBeTCTBYytoWanA 061acTb Ha MHbpaKkpacHoi doTorpadum ¢ on-
TUYECKOI KorepeHTHoi ToMOrpadueit ronoBKu ANCKa 3puTenbHOro Hepea. CHWe CTpenKy yKasbiBaloT Ha 061acTb MHTPapeTUHaNbHbLIX KPOBOW3ANAHWNA, 3e-
NeHble CTPENKM = Ha Y4acTKu cybpeTnHanbHoro kposousnuaHua. ObnacTb 3asHel OTCNONKM CTEKNOBMAHOTO TeNla NOKa3aHa XKenToil CTpenkoit. BuaHel runep-
pedneKTBHbIE NATHA B CTEKJIOBUAHOM Tene, ABAAIOLLMECA YHAaCTKaMN KPOBON3NNAHNIA.
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Fig. 2. Figure 2a displays a crescent-shaped subretinal hemorrhage area, indicated by the tip of a yellow arrow, located nasally fo the optic disk within a lim-
ited area. Note the slight blurring of the optic disk margins. In Figure 2b, the subretinal hemorrhage corresponding to the infrared area is again indicated by

the tip of a yellow arrow.

Puc. 2. Knunuyeckuin cnyyait 2. 06nactb cy6peTtnHanbHOro KpoBomsnusaHus: a - B Gopme nonymecsLa, 0603HaueHHas KeNToN CTPENKoi, pacnoioXeHHas
Ha3aNbHO OTHOCUTENBHO AWCKA 3PUTEIbHOMO HepBa Ha orpaHuyeHHo nnowaan. Obpaluaet Ha ceba BHUMaHWe HebonbLUOe pa3MbiTVe KpaeB AUCKa 3pUTeNb-
Horo HepBa; 6 - cooTBeTCTBYIOWAA 06/M1aCTb Ha MHdPaKpacHOW GoTorpadum, oTMeYeHHaA XKeNTon CTPENKOM.
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Fig. 3. Figure 3a shows a fundus photograph with findings of a myopic fundus and tilted optic disk, where a crescent-shaped subretinal hemorrhage area is
visible nasal to the optic disk. In Figure 3b, due to the patient's poor fixation resulting from severe amblyopia, the OCT section could not pass through the hem-

orrhage area, but the captured section shows no posterior vitreous detachment.

Pwuc. 3. Knunuyeckuin cnyyain 3. @otorpadus rnasHoro AHa: a - xapakTepHble AnA 611M30pyKoCTU M3MEHEHWSA Ma3Horo iHa U KOCOW BXOJ, 3pUTENbHOTO HEpBa,
rAe BUAHA 06nacTb cyGpeTnHaNbHOro KpoBOM3uAHMA B hopMe NoayMecaLa, pacnonoxeHHas Ha3albHO OT AUCKA 3pUTENbHOrO HepBa; 6 - 13-3a NI0X0M GuK-
cauuu nauveHTa Ha goHe ambanonuu BeicoKoii cteneHu cpe3 OKT He 3axBaTbiBaeT 061acTb KPOBOU3NMAHKA, HO B 061aCTW UCCNEA0BAHUA OTCNONKA 3aAHei

FMaﬂOMAHOVI MeMﬁpaHbI CTEKN0BUAHOIO TeJla OTCYTCTBYeT.

Case 3

A 46-year-old female with congenital ptosis, high myo-
pia, severe amblyopia and esotropia presented with acute vi-
sual field loss in her right eye. Visual acuity was counting fin-
gers at 1 meter in the right eye and 0.2 in the left eye. Biomi-
croscopic examination was normal, and dilated fundus ex-
amination along with OCT revealed a tilted disc, extensive
peripapillary hemorrhage, and intravitreal hemorrhage in
the right eye (Fig. a, b). Differential diagnosis included CNV
and macroaneurysm. A reliable visual field test could not be
performed due to severe amblyopia in the right eye. FFA did
not reveal any CNV or leaking areas. Ultrasound was ruled
out buried drusen. Cranial and orbital MRI findings were re-
ported as normal. The symptoms and hemorrhages were re-
solved spontaneously.

DISCUSSION

ITHAPSH is a clinical finding rather than the disease itself.
It is very uncommon and has been reported rarely [1]. The
common ocular findings in this disease include sudden
onset in macular regions, increased risk in eyes with myopic
tilted disks, frequent involvement of the superior and nasal
sides of the optic disk, the coexistence of multiple types
of hemorrhages, a benign course, and rare recurrences [7—
9]. Potential pathogenic mechanisms have been proposed
to include vitreopapillary traction, bleeding from fragile
prelaminar vessels in swollen optic disks, hemodynamic
effects of the Valsalva maneuver, and complications from
optic disk edema [1].

Hemorrhages observed in our study typically resolved
as expected; intrapapillary blood was absorbed within
weeks, and subretinal hemorrhage regressed over months,
aligning with findings reported in the literature. None
of the patients in our three cases developed complete
posterior vitreous detachment (PVD), consistent with
previous reports [1, 2, 4, 10].

Despite significant and striking changes in the optic disk,
the syndrome was considered benign and did not necessitate

extensive further investigation. We performed ancillary
tests, such as magnetic resonance imaging, to rule out other
neuro-ophthalmological diseases, although such tests are
not always mandatory. The wide spectrum of symptoms
associated with vitreopapillary traction complicates the
prediction of clinical outcomes for clinicians. In cases with
longstanding subretinal hemorrhage, there may be pigment
epithelial toxicity, which could manifest as outer retinal
findings in OCT [4]; however, none of our cases developed
chronic sequelae.

Differential diagnoses for IHAPSH include optic
nerve head drusen, optic disk vasculitis, optic neuritis,
ischemic optic neuropathy, and peripapillary subretinal
neovascularization [3, 4, 7]. In cases with a suspicion of
CNV, FFA can be invaluable in ruling out this condition, as
demonstrated in our cases.

In conclusion, this case series enriches the existing
literature on IHAPSH syndrome by detailing the benign
prognosis and potential for spontaneous resolution
while also highlighting the critical need for differential
diagnosis. Future studies should aim to elucidate further
the pathophysiological mechanisms underlying IHAPSH
and to explore potential genetic or environmental factors
contributing to its incidence. This could lead to more
targeted surveillance strategies and therapeutic approaches
in at-risk populations.
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