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Bacterial Agents of Neonatal Septicaemia: a Pmspecrwe

Study in Zaria

R Owale ™, 400 Ogameinde ", AT (Hayinka ~, % Ogala™™, A Adama’, B Tga-

Abstract
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Background: ™eoratal sencicacmia = a enmmon cause of morbidios and ceorialivy i the
woapici. Uhe 2enivla gical 2.2d anzibicde sensithrity paceres of this condition are continnons v
changing, bence the seed for contnuons muveillance of he newharn noit.

Crbjectives: T deeemine <he barterial agents of noonatal septicsemiz ol their ancibiotics
RENRITIATY AT g (1] 2aria.

Patients and Methods: Baliesadmimed inea che Mesdwore Tnim of A hmadu Bello Universine
Leacung Hospital, Zans wadudsgnosis ol sspicaendawere siabed . Uhe reados were anal ymed
wath EFT ainfo & sofoerare, Staustaca] sigiclivanace was el aup =005

Eesults: Spery-nine (337 percent] of 211 infans studied were w-horn Scwengetne (35.5
nercen) had proven sepricarmia ‘Lhe male: female ratin of the sepicacmic neonsees wras
1.2:3. The incidence of sepricaenzia for in-bern nennaces was 176 per 1020 live births Grara-
tempraizve Dewdlerza predoaniee e Dy eaey-onser septicarmia and Gram-posizive ageots in late-
onse nfecmions, Impor tant isolates cluded Sapdndecnnames 42,9 percenr), Poterisi ool
v19.5 percec), Strepencnccus species (110 percent), Akmlly prevmmons (7.8 prrcenty and
Brorews rreeabilt (6.5 percert). The sensitivity of che pachogens oo commmonly wsed wnniliics
wats penerally kow, However, geamanicin stll rerained gond sensitivity cates,

Conelusion: l‘]wamu..ls f-:rp‘n.ca:muwo:-."ﬂrr|]1rm¢mherpa‘ttrns.ﬂmmbuml:m. |J.|.J'+||.J'.
thian xdindes pentnun appssted mostappropriace S empiical treatment of sepriciamia in

S ENVITSOLILEL
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Inteoduction

NEOMATAL septicarmia Is assecialed wirh high
marhidity and moreality.t? It has been well
documented diar the baceridl agents of nevnatad
septicoemia and their sensitivizy o antbivrics el
 varFfrom place oo place and from dmme Lo thoe w
1he samcenwireanrent. I is therefoee perasent that
:j-_: Dicterz sedaes a-ud chen antthiooe sensitoaey

allernt I:II:'v:.U:I'.I.l.I.Ll1.1:lJ.|'L'J: u_ll:_uurt'-.i s tnd.c.ccta:‘lf
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ceviation from the earlier pattern. 3 Apprapra e asd
prompt antibicue therapy s plvord to raducing
complicatons that could arize from the Jdiscase,
therefore a stamd-by empirical Testmene prococe,
whick can voly be determined by sensiziviey stadies,
iz necessary: Thisstudywas carvied out 1o derer mme
the cusrent aeuological ageats of reonatal
sepricaermiz and theie antibhatic sensitvicy inchus
Tocaling.
Tatients and Methoals

This was 2 prospective study of paricos adriezed
izt L Speial Care Baby Uny @CHL ol Slimadn
Feelle University Teaching Hospiin [ARLTE T, Faria,
from 25 Mayr 2004 1o 31 May 2205, 1T huspinal isa
tectiary !,t-<|||,|| coittre that serves ak a paediairic
refecral wentre fnr Roduna, Kasina and Lamfora
stases aned e 15 of Wiger, Masieaws, Lana, Marem,
Tiarm and the Federal Capiral ‘Lardmr g Indocmed
corzent wrae abtatmed [roon the carermrers ot all the
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reeruited patients, while echical clearance was
cheained feam the Meuieal Frhies Comediies of the
hcnspra, hefrre commencameant of the sl.l.-d,.
Cumsecalive newhorns (inborn or oushorn) thas
presenied oo the SCRTT of the hospizal with the risk
Lavtots ot andfor clinial feamres of neonatal
septicaenia were studied. Babies who bad had
anmbietics prior 1o presrnmation o the wait and Thase
whose mtbers Tad antibiotics twearmen during the
last twu wewhs of preguancy sere axcluded from
the smudy The babies were ovalusied clinically and
the presenting chindesl feanwes were recordad. Rland,
corebrospinad [uid, urine and swabs of discharges

were vhtained aseprivaly before commenvement of
anribivties. Bavmrinlogecal studies of e speamens
were carried ot in che merobiclogy departroeut of
the haspital yig stndard procedures Amnbal
sensiovity shady of ﬂ:u. Dvolsiey wus dane by the
Kirhy ~Baner rechinigque”
The paticnts wers Tected with appropeiaes doses of
irravenaus penicilling sod intrarmscolar sELA I,
and wreve carefolly monicored wntil discharge:
Araihintic chanzes when carricd o, were divtaned
by the paticrts’ clinsal responses aud the antthie
munn_-, reziios.

Al dara were entered mue i fo version O and
analysed. Assuciarions ware tested using Chl square

Tablel

Disteburon of Hurtecie! Dedater secardimg to rhe Jygr fdaps) ef Frevenmeior

feelntes Ape ot Premenle o faty) ane Wumber o Tngimes
Wz I-7 & Toia,
r il Wl ¢
Cranvposizve Toandy Ay 10¢1.T) 4l .
Sepliplacocent gerens (. wuncus) RlEEAL 18514 £33 ket
Sereptacsccis pragenes (B, progenes) 2{8.00 2471 . 4
[Tntyped Sweptoceas L{40y c 104.3] 2
Srreprocorcns prenmeariae {5, preumonsis] - - 147 L
Gl riscative 13 (60.0] BI85 ERET e
Eschrickia oali(E. coll) G[240) A1) 4167 I
Kiebsivlls prewemonias (K. preumorias) I {4 LLLE 4167 &
Profers mirabiliy (. micakdlis} YR 1030 {83} 5
Citvhacier specics L{4.0 - A k)
Acinetobacier species 21800 - 144.2) 3
Lnterobasier spuusics 2080 - . 2
Alcaligemes specics 1{4.5 - - 1
Preudomonas geryginoss (1 ecraginosal = 1442) 1
Aecomeins species 1 50) - |
Tural - 250 PR M i

= One of the pitients in cach of the asteriskel pioase nad double jsolaics.
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ar Fishers exact tesiz where appropeiate, while
sranistical signifucamce wis sel al <005,
Resules

€A the 573 nennaces admirted i the newhorn unic
al the Imﬁpiml during the study Pericd 211 (38
percant) saristiod the inclusion crivezi, Cne of this
wamher, &% {327 percem) were lrbocy, 142 (573
pereent) were out-hor 122 (578 peroent) were
males and B9 (42,2 perecnc) wore fomales The apes
of the 211 patieats studied raoged from birrh oo 20
daps, weith 4 eean (£ 1500 of 7.5 (+ A7) days

Seventy-five [33.5 peroenl;} of the 211 keddiires
had u.;lllur:s-pmw]l sepricasmia, while 136 (64,5
pereent) had steriie lood cultures. Torennrone {28.0
pereent) ol the 75 sepricacmic neonates were
delieerec] al the I"I-H.{.m'l'-ll.l;‘-rﬂ} sufee, wrhile 3720
percetity were out-born, giving the prevalene ol
sepuicacmia amony Labies born in ABUTH and
ampng chase brm.g—fnt. from owlside a5 204 percent
{21/ nshand 38,5 peroent 54/ 142), resporindy 3T
= 0.5, df = 1, p = 03335),

e thonsar taro lendred shd sioy-eighn babies
weere Ueliverend in (e hrespital during the perasd of
study, 78 ol 1hen weere arilibiyths, while 1150 were
live birthe, Twenty=une of the inborn live births bad
pasitive blnad cudowre resules; thus te ineidenee of
peorstal seplicaermia among inhorn infantzws 17.6
per 1000 live burihs,

Bacterial isplares

There were 77 fsolatea in 75 necnates wih
sepacaemmiz; tro o the neorares aad donble solale
namely 8. aerens and B eull Ferry (319 percent)

af the isolates wrere gram-posidve, winle 37 (381
percent) weve grame-negatve. A dismibodon of the
Isolars :a.l:l.‘ﬂl'd:i_u_a Lo the age of the nevnates ar.
presentarion is shuwen fin Table L Gr"n—nrg:mw
bavteria predominaed among peonaes with carly-
omsel sepricaemiz, whle Gran-posizsive agents
preduiminaced in chose with Levnser infectinn,
although the ditfereace was nov statistieally
sigmificant (X! = 147, dF = 1,p = 0220}, b&g»,gﬁ.um
A SEDCASTINE v [0 CONAIMN AN The o
bern than the mbern (p — 22325; Takle [, wrhile
st prrrcrcoal sepeicasmia occurmdﬂnlu.y Acs ine
born babics (Fisher's exaer, p-vahie = 0.0054]. The
frequency of salation vl E. eali, Cirrobaccer EFIE'EI.EL-
and Acinetcbaoer spectes were higher anong in-
Tora than put-born mfans, dhough the diferences
waere it stonifiant (p = 005),

¥ the 75 septicatmic Labies, cighe {107 percent)
had meniapitis. The same organisims wore isalated
Troan e cerchroapinal flusd and 1he blood in siv of
theny, e taey included 3, aureus, 5 pocumoniae,
E. woli and T mirahilis. The pradnmirant hacterisl
isolare from the swabs of the e, numbilical and skin
discharges from the neoranes was & aures F3.7
pereent]. Urine cultures yielded prsitve growths in
five af the sepocaermic mlants, 2l of =rhichseees Ko
PLeLEe,
Antibiatic Senstivity Pettern
Coramnpositive bucreria were geoerally moce sensidve
to the vommanly wsed ancibiotis than the Gram-
nepztive bacteria I,T.'a'l‘ﬂn"‘i T and IV). BMust of the

isrilares wrere sensttive 1o ofloeacin, ciproflesaan,
chlaramphenicol, veliriaxons, coamomiclay,

Tualsle: 10

D srshation of ter bolotey in Refoeton f Plece wf Delivery

Pigce D,I".f?m'.t'i:e‘r_r
Orprisms In forai®ip Chr-harn Toial bl pviale

{r=321 Mglye =T R (m=FTi
5. e 324N AU ] 13 4 L
Sinmplococcus spociss G200 1(14) £l Fishes™s exact 00058
Foeali BLELE U1 hd) L5 fishe 's exace 05421
K. pncurmoniae E G107 i Fiskier's gnant 01745
T i rghilis L) 447.3) 3 Fisher "5 encact La00d
Citruhucier specich 2N L{L.5} 3 Fisher®z exarct Ll
Acimetohusier spetics 2l LBy 1 Fighersexact 01845
Frlsraiaoil sposics - i 2500 1 Fisher"s samct 10000
Oihcrare - 55 ! Fisher's exact 05334
£+

Pagudnminas aerugfnsa 1), doromanas speices (1), Atatigenn spesies (1)
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Table 11T

(o Posine Bcterss and thetr I Vitvo Amtiiion: Senslizin Rois

Antibforic Senspiiin (B
T xx:-:.'.aq‘f_r;l__,l A.lﬂ.lz:l 3 Az (] [ .z._:'_'_r Cam 8.7} LA E:;I'E lf.]_."I G,z'. 5
sureus (3] B3 O453 MEF 9 Mo g 318 59 %S M3 1000 1333
& prrogenes (4 a0 FEOOF5AQ 1922 oL 250 730 7RO 0O7TRI 0 500 1034 132D
& preunanie {17 38 1000 1000 1922 00 1800 1000 1920 13058 000 1030 1350
Unlyped 0.0 [WR¥ 503 1923 502 1000 G0 0 12GC 5007 1032 100G
Sirplocnems (2]
Urprall
suscepiil livy Wa 475 BRSO B 925 800 TR BRA BIL 1S LICKC ICOD
Asgp Arapicilles O - Chlamemphrsiond  Arm-dmegeiir O Cofezirr Ol Clacillin
G mtenris CReCebvadm i - Cowmuniler Gro — Cofirizone Bry-Ertbe ey
Table 1Y
Gram Mg Suteria sl their In- Vo Ao Semury Kaes
S Antibiatic Sensitiuity (%)
Fstirtesn) Amgp Amm Om Cx W By Gm G O (BT F Cjw
E coli [15) WMo 4p& FIS 133 1800 &0 H3.3 533+ R3O ROO  ICeC SO0
E. porumaniar
{#) ' 0L 00 333 S0 B&A 33 #33 103 660 833 1000 1000
P miralyilis (5] 0.0 200 400 404 400 20 60T 200 1000 IGO0 ool 1000
Citeobacter (3} 333 333 eA6 333 3533 00 333 333 neh nhe I0O0 1000
Aonsobactertd) 00 30 333 00 00 a6 6hG 00 333 fah 1000 L1000
Orhers (3 00 00 200 202 400 200 Q0D Q0 30T E0g 1000 E0D
Chenll
:n:l.-ﬁ,sgtj,;iL'ru'i,l__-( 12,8 243 314 14h2 49 405 TR 24 77 TR4 l_':ﬂ.':' o3

= KE}': sop Tilsle TTT sbowe.

cefurcsme, eryihromyrin and geotmmicin, bue 3.0

percent of, the Cram-positive snd 108 pervent of

the Gram-neganve bacteria were sensitive to
Discussion

The bacterial isolation rate of 35.5 percencootained
mrhis smadywas low even though ocher workers have
reported similar fipures from Junn® and Lagos

Bicterial molstion rare of sheir 60.0 percent lias heen
documcated inosoime parts of Nigeria = Such
differences in bacterial Bolation raes may he
amribwable to differences nselection cmteris, volume
rf birod samples, laboramey and persenned fucwoes,
In additing, the level of sinesnit y of the respondents
of the varicus sudies mught alse be conlributoey
since some mothers may not vohuotsnly divalges the
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histery of antibiotic self-medications, wak
consequent mehsion of neovates of such mothers
in the stadies. The exact role of these factors in chis
smuehy comld mot be determined.

Mlust of the posidve caloeres in the prosent stade
were menomictebizl; anly tea paticnt, both of
whom were deliversd ar o Primary Health Care
Cenme, had polymekrobis] wlemion, Repors trom
other regions™ P od Mizeria conlie e this sieoe,
Polymicranial infeerion bas brer reporred as sl
Leing hosomil-acquined, = Comonoows surveillaace of
izdection o hospitals might help wo clanly che
polvinnrobial oature of nosocomial infections,
Grag-negadve bacteria prodeminated amaong
isniares ferm neonates with cly-onser infection.
Crcher wonleers™ liave recorded sindlar olser vation
Thereasan for the preduininance of Graneoegaive
Enacreria in ey teorelal septicasria condd be pelated
o the salunation of meternal genitalia by Grans-
e gatve enteric badlli which eould pain acces
the [wetus by ascending intection fallowing
prolonged ruprure of the fretsl membranes or
during paisage of the baby theauph the birth canal
at delivery The rols of G*ram—pmtm: bacteria in
neonaral sepricasima was alss abvious particudarly
amony infane with late-anger infecdon. Tha high
prevalence of Gramepositive sepricsemia in this
category of pariens s a.:]us.-_-l:,- relured o the
predominanee of Soauzews mthe blood of aur-born
brabies, thus thhllgh ing ke role of the communiny
i the scquisivion of Grinm pusitive bavietia, Apary
brown baardless of Labzes in the comorunily, deliverses
eilside lospitals are wsally condnered by less skalfnl
birth steendsnes wha may he harbousing these
orgamsms W thelr hands and nostrils anc who oay
errploy unhywgenic methods in delisery®

'Th“ spevirum of Bolates in the present sty is

sirntlar ro 1hiose of eaclier reports. - Tml.l-::lrlm‘ .

pathogens salated were 5. asreus, Eovol, K
practimadiae, P ooiralbilis and Streploceecus speuies,
the rust common agents being 5 avrens and B, call
Thus is o agrzement with the findivgs of worlersin
Migeris and parts of tropical Afiea M0 Tneontrast,
recant reparts of srudics on neonarss with
sepricagiia 11 pon-tropieal cocnimies™ show te
predominaee of comgelosenerative staptayloecee
al group B sweptococd (GBS) septivaera. The
contiued ranby of GBS sepricasmis tn this lovaliey,
iz spite of che high maternal vagenal GES
m]mc{mmln‘\gru"wmmmf rrhersoudics.
Crnz arganimm of note o 1las study b5 Aebells
freemmuer, which ramked as e fourth oommones
bacterial fsolates. Dardy 10 yowrs carlier, Rlebsiclla
speciss was rated fmst among all the bacterial isolaces
il nin, ' Although the reasons for dhe difference

in _.‘.I't'x':lln::ln.'t' ol Klehsiella s:ptica:mi,a are oot

o, the relecanen of Klebsielln species w the
present position demensrates the contmwed changes
in the predominant actelogeal agect of septicasmia
in chislocality, ad underscoves the need for eonrinnal
surveillance of the neonatal unit.

Antihinpram of the solates showed decreasing
sensiivity oo commanly meed antibindes, especially
thiese o the penicillive group. Thess Tl e
Lar reaching consequences in therapy snve le
peraeallivs, partenbely docialln s cloxalling are
cormmunly wed for erepincal treatment of neonates
with wp‘:ﬂa:nlamtlxdmt The repare of warkers*
trom Tapos showed similar decreasing ancihintos
serwitiviny, The relatvely froe, uncontrolled wee of
wntibsiotics, especially the penicilling, nmght bave
coniribucad to this incrcazing resistans pamern® In
spitc af the general inereass In che prevalencs o
armibindc resistant parnegens, wome drgs, le the
fuinairnes andrhe chird-generation cephalasparing,
have revained good sensicivigg raes. Howewer, the
e o quanolianes i e wleng i comiroeranl oo
acpautt of e potential damage I ey vavs: oo the
prorwth plite ol growing bones® Sunilarly the
routine wse of tird-penéraion mpim.lu:-punu.-.- ity
suspectad mor.alml sepumﬂmm not recommended
becauge of the petenrisl for tapdd emergence of
resislal orgasms ™ sl the vost of the doeg,

__"'l'alth.l'.'l'JEh EL'IZSJI.T_[‘.-';.L:.-' 14 L'J:Il{}I:lmPhl:ﬂ;.{ﬂl war

exvellens, there should be cantivn in frs use in
mewborns m view of the polential dsneer of grey
babrr symelrome assoated with high doses and mtber
side effecrs of the drug™™ Unlike cloracillin,
penrarmicin had bigh @rurn aoovicragainas 5. murous
(1.8 perceat). Repors from Jos" and Te-Tel® alsa
wdicate & high scresitivitr of S aurens co genmuicin,
thus supparting the recommendation of some
wurkers ™ o nse only geotamicin i the empirical
reatmen: of necnatal sephicsemin

Lilce the Grosn-positive bocreria, Gram-nepatve
crpantims s showed high degrmes of rosistance
tr all drugs teseed evcepr che quinalones. Althaugh
the third generasion cephalesporing have hoen very
waeful in the treatrent of Gram-negative infrctions,
the resistant rate of 216 t0 24.3 percent in this smdy
speils a procarions state in the futere i nothing =
done to arrest che growing resistance partern. On
d::c{mumvggentmﬁl:inh..s erained paod sensitivity
Tate n:lns]:-m: Aeavyage, tus the continued role of
fula sramicin ia combinstion tlu:rap'].r fow renmaca

sepricacia appears o be uscified

Conclusion
Buth the Gram-negaiive sl Gragn-pesitive baeteria
Tiave coritinued w play denibican role in oeratd
celacdiny i this Jecaling, Althouglybe spearam of
Dererdi i rhus swedy s shinilar o thie fom prevaous
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reparts, the dharge e provalence af Klebsiclla
septicsemiy supparls the need for conclinial

- swrveiliancs in the uair. & combination therapy thar
includes pentamicin appears to be the mnar
appragriace Tor e spizcel crsammen of regmar]
weicaesinia.
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The muthors grachullyacknowledge the suppert tron
the Uni’s doctors and pawrses during sample

L‘UJ.l.UCt;IZII."..

Belerences

[

Mazer L Nonnacal sepricacmis &t the Tnodan
Universicy Tlespical. [ Trep Padirr 1961,
I7 94204

Zathoo K, Mason PR, Clindwra TEH Meucatal
seplicasmmiz i Flerare Hosplul: setiologyand
risk factors. The Pucrperal 3opsis Study
Ciroup, Cant A | Med 1990 38: 1506,

Dameadu AH, Alaasa (K. Masnaral sapricaseda
i 1||¢-.1r|'-p'iq‘.l;._.-‘],ﬁ'f Afved wmet S 198G 9:1-4

Trivha B0, Fn-Clowai MO, Real: ON, Odyebermi
IO, Changing patierns of causative
mrpaitisms of nenmaral scpticecmia at the
Lagos Uhniversly Teaching [Tosphal, My 7
Foatfeny 1998 25 1-5.

fander T Changgs in incideace and eniniogy ot
-:-:]_'.I.'il.r-rr'.'i.l ;rl an srilp s Wi .":'.'ﬂ'."ﬂ'.l!_.'l h_'.l':r_'.
LM 1963, 121814

Chesborough M, Culoore Bedia, I
Chesshrrrgh b, ed Distonct Labaramry
Priwtzee i Tropeea] Ciagnerics, Thaok 2,
Londom: Cambuides Universayy Ureas,

TUYE.

o Bauer AN Korby W, Sheoeis JC, Turek B
Anribione sugespribility testing by a
srindandized #ngle dish method. <m0 T
Fraifnd 19565 45; 493 -6.

bfobmole: AT Tiva I, Adisivun T, Mol
sapricaemia in llpon: baccesial pathopens and
anitilActic sems lviny pamern A [k mied
Ser 2002 31 12730,

Egri-idewaji MTC, Iroha BOY Kessh ON,
Oilughemi T, Baclerial puthogens vavsiog
necraral s2psis in 23 ovt-born necnatsl unie
i Latguy Migerin. Mg Chasterdy 7 Tinge Hed
1700 6 14952,

1L, Arda-Obeep OF, Ursdla 5], Uide ][, Uds KT,

Senibratal w]lli-.::u’.llli& in Cslal::a.r, Nj.g:ﬁa_
Camt e f Ml 1992, 36: 1615,

11, Adrede Al Mecsaral sepricacmia in an Sudfsican

ce o high alttode. [ Ve Padue 1992

3818991,

{ B

Let

e

Lo

PF.

-l

o

[ )

12 Abodorin AT Failand 5B, Omipede A0, Cheelone
Ak Avipihi 85, Sl o the buercrial Bolstes
fewre: blowal coliure samples and their
antibintics susceptrhilicy in CATTTHC De-lle,
B von Mo § 20040 11822
15, MArese Lo E_:':s, Wabadw .-"-"-1, Febles l:ﬂ..."-'..l:., Tmma
B, Weonatal senliciemea m Tacs, A el |
L9hE; %31,
14 ':.\,-"&"‘..I]J. W, Wabinlau AR HH.IJ.LHIJL)]..: N Foalea
HA, Hwa B2, Antibiolic sensinivity in
neonaral septicacmaila. Abstracts of
Procesdings, Paediacric Aszsocianinn of
Tigeria Anr ial [Faneral and Seentific
Comiuouee, Mg [ Packar 19990 23:EL
15, Winfred I The inidence of neonaeal infection:
in the mursery unit at the Akmad: Bells
Ulniwersmy Taaching laspil, Zara, Miperia
Eany Afr M [ 1984; 61197202

. Stell BT, Gurdon T, Korones 5B, Swackaran 5,
Tyrsan JE, el Earhromses sopsis in the very
b i th wig At nonnates: a roport foem the
Matirwa] Tnstinuee af Child Health and
Humam Levelopinen, Meomatal Fessarch
Mmool | My 1990; 139: 72-80,

17, 8ell B, Gordon T, BEavnocs 51 Shanlearan §,
Vot | B, etal Latc-onscr sepais In wary low
birth wregght neonates; a ceport from the
MWationa! Tnaitare of Child Health and
Huamwm Drevelaprrent Moommal Resereh
Ioterork [ Pasdias 1996, 120 6371,

18, Nobin ALL Crarse D¢, Sinkowrier-Unchran BL,
ctal, Prevalancs of nosreniniz] inferdons io
meonalal iwlensive care nl paliemns: Rrsulis
trom the [irst nativoal point-prevalence
swrvey J Pederr 2001 139 32127,

19, Daweda AL Dlamolz 70, Ol A
Epdenalogy of g B sirepuoonecal

—_
[

CATTIZE iy, presenil wiommen ard cheir
meonates: an Alrivi sopenence, g Ceopr
Mad 1983, 15;145 52,

200 Uk I Ancbiotic sesistance e Abvica:
disceening the cneery and ploting the
dafenre. Af Harfth 2003; 25: 12-3.

21, Chambers HRE Antimicrabaal Ageris Caeaera
Comsiceratian, Tie Goadman & Ol
‘Ize Pharraacetogieal Bacts of Therspeutics.
104 e Wewr Tork Mo Zram I TIL 2001: 1142
245,

12 Olormn Wi Fegsorable choies of arichiorizs in
g inferiions of neonsves sndehldeen.

Mg A Paner 1954 X0 65,



Oral-FacioDigital Syndrome in a Nigerian Infant 49

Differential diagnoses of our case include Goldenhar
syndrome,*? Hanhart syndrome,*'? and OFD
syndromes types I- IX.***>* Goldenthar syndrome,
also known as oculo-auricular-vertebral (OAV)
syndrome, has unilateral deformity of the external
ear, facial asymmetry and vertebral anomalies. It
occurs sporadically though autosomal dominant and
recessive patterns have both been described in some
families. Hanhart syndrome is a spectrum of
hypoglossia ~ hypodactylia and in the severest form
aglossia - adactylia. The major findings in this entity
is rudimentary tongue and meromelia.'>"* Other
findings include micrognathia and peromelia.
Although, once thought to be an autosomal dominant
disorder, non-Mendelian pattern of inheritance has
also been described.>"

Orofaciodigital syndrome type I was first described
in 1961 by Gorlin etal.? Significant features are cleft
of the jaw and tongue in the area of the lateral
incisors and canines, syndactyly; clinodactyly; and
brachydactyly. Other findings include small nostrils,
lobulated tongue with harmatomas, irregular and
asymimetrical cleft of the palate, aberrant hyperplastic
oral frenula, and spotty alopecia. In addition, there
is severe malformation of the brain. OFD type ILis
the closest differential to our case. It was described
in 1941 by Mohr.»" The features include polydactyly,
syndactyly, brachydactyly, lobulated tongue with
papilliform protuberances, angular form of the
alveolar process of the mandible, and supernumerary
sutures in the skull. Other findings include cleft
palate, pectus excavatum and tachycardia. OFD type
TII was first described in 1971. The features arelimb
anomalies, mental retardation, lobulated tongue,
harmatoma on the tongue, dental anomalies, bifid

uvula, post axial hexadactyly of hands and feet, pectus

excavaturm, short sternum, kyphosis, hypertelorism

and myoclonicjerks.? OFD type IV is characterized

by lobulated tongue, pseudocleft of the lip,

hyperplastic frenula, pre- and post-axial polydactyly,
of hands and feet, broad nasal root, lingual

hamartomata, severe talipes equinovarus, mesomelic

limb shortness associated with tibial hypoplasia and

severe bilateral deafness.

Morphologically, the closest differential to our case

is Mohr syndrome (OFD type II). The features in
our case are compared and contrasted with those of
Mohr syndrome in Table T which shows that there
are features which differentiate our case from Mohr
syndrome..
The challenges experienced in the management of
the present case included financial constraints of the
parents and their unwillingness to attend follow-up
clinic. The basic investigations carried out were done
from the department’s purse. Genetic studies,
though considered, were not readily available and
these were to be finalized if patient had presented
for follow-up. Although from the literature, the
diagnosis of oral-facial-digital syndromes is
essentially clinical, identifying the specific type
necessitates further radiological and genetic studies
which our centre lacked at the time the child
presented. The rarity of the case coupled witha
dearth of literature on children of African origin with
OFD is the other reason for this report. In addition,
some neglect or outright abuse of this baby could
not be completelyruled out as refusal of the parents
to bring the child for follow up may just be a
manifestation of their disinterest in the baby because
of the abnormalities.

Table I
Comparison between Mol Syndrome (OFD type If) and the Present Case

Fagire

Mobr Syndrome

Present Case

General appearance
Nose

Skull bone

Tongue

Urogenital system -

Chest
Lip/palate

Usually small for gestational age
Broad and depressed nasal bridge
Supemuméry sutures

Tongue cleft, nodular

No reported anomalies

Pectus excavatum

Midline partial cleft of the lip
with occasional cleft of the palate

Appropriate for gestational age
Bilateral outgrowth in the nostrils
Normal suture lines

Severe hypoglossia

Micropenis

Pecrus carinatum

No cleft in lip; palatal
irregularity without cleft.
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We suggest the formation of a national or regional
centre for genetic studies where dysmorphic babies
can be seen, or in the alternative, specimens from
such cases can be sent for detailed studies at no or
highly subsidized cost.
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